
Journals Library

DOI 10.3310/HEYY3556

Early positive approaches to support  
for families of young children with 
intellectual disability: the E-PAtS 
feasibility RCT 
Elinor Coulman, Nick Gore, Gwenllian Moody, Melissa Wright, Jeremy Segrott,  
David Gillespie, Stavros Petrou, Fiona Lugg-Widger, Sungwook Kim, Jill Bradshaw,  
Rachel McNamara, Andrew Jahoda, Geoff Lindsay, Jacqui Shurlock, Vaso Totsika, 
Catherine Stanford, Samantha Flynn, Annabel Carter, Christian Barlow  
and Richard Hastings

Public Health Research
Volume 10 • Issue 2 • January 2022

ISSN 2050-4381





Early positive approaches to support for
families of young children with intellectual
disability: the E-PAtS feasibility RCT

Elinor Coulman ,1 Nick Gore ,2 Gwenllian Moody ,1

Melissa Wright ,1 Jeremy Segrott ,1 David Gillespie ,1

Stavros Petrou ,3 Fiona Lugg-Widger ,1

Sungwook Kim ,3 Jill Bradshaw ,2 Rachel McNamara ,1

Andrew Jahoda ,4 Geoff Lindsay ,5 Jacqui Shurlock ,6

Vaso Totsika ,7 Catherine Stanford ,5 Samantha Flynn ,5

Annabel Carter ,2 Christian Barlow 1 and
Richard Hastings 5*

1Centre for Trials Research, Cardiff University, Cardiff, UK
2Tizard Centre, University of Kent, Canterbury, UK
3Nuffield Department of Primary Care Health Sciences, University of Oxford, Oxford, UK
4Institute of Health and Wellbeing, University of Glasgow, Glasgow, UK
5Centre for Educational Development Appraisal and Research, University of Warwick,
Coventry, UK

6Challenging Behaviour Foundation, Chatham, UK
7Division of Psychiatry, Faculty of Brain Sciences, University College London, London, UK

*Corresponding author

Declared competing interests of authors: Nick Gore reports payment to train study site facilitators in
the Early Positive Approaches to Support (E-PAtS) intervention from the Royal Mencap Society during the
conduct of the study; and payments to the University of Kent (Canterbury, UK) for training facilitators in
the delivery of the E-PAtS intervention at other sites not involved in this research from the Royal Mencap
Society, Université du Québec à Montréal (Montreal, QC, Canada), Mencap Northern Ireland (Belfast, UK),
Mencap Leeds (Leeds, UK), Mencap Wales (Aberaeron, UK), Child and Family Psychological Therapies
Service (Newport, UK), Cerebra (Carmarthen, UK), Mencap Carlisle (Carlisle, UK) and the Norwegian
Health Services (Stavanger, Norway) outside the submitted work. In addition, the intellectual property for
the E-PAtS intervention is held by the University of Kent, deferred to Dr Nick Gore. The E-PAtS materials
are copyrighted in this regard also. The E-PAtS intervention has been developed through leadership from
Nick Gore. A non-commercial (free) licence to deliver E-PAtS is provided to organisations where facilitators
have completed E-PAtS training licensed to University of Kent. Jill Bradshaw reports other from the Royal
Mencap Society, during the conduct of the study; other from the Royal Mencap Society, Université du
Québec à Montréal, Mencap Leeds, Mencap Wales and Cerebra, outside the submitted work; and personal
fees from Child and Family Psychological Therapies Service, outside the submitted work. Jacqui Shurlock
reports that the organisation in which she is employed, the Challenging Behaviour Foundation, was
involved in the initial development of the E-PAtS intervention. Richard Hastings reports that he has
collaborated with both Nick Gore (E-PAtS intervention developer) and the Challenging Behaviour
Foundation (Chatham, UK; a charity that contributes to the development of E-PAtS) on other research.

https://orcid.org/0000-0002-8854-2140
https://orcid.org/0000-0003-1086-7647
https://orcid.org/0000-0002-2000-4944
https://orcid.org/0000-0002-1011-4795
https://orcid.org/0000-0001-6215-0870
https://orcid.org/0000-0002-6934-2928
https://orcid.org/0000-0003-3121-6050
https://orcid.org/0000-0003-0029-9703
https://orcid.org/0000-0002-1254-5038
https://orcid.org/0000-0002-0379-8877
https://orcid.org/0000-0002-7280-1611
https://orcid.org/0000-0002-3985-6098
https://orcid.org/0000-0001-5253-3851
https://orcid.org/0000-0003-4325-2833
https://orcid.org/0000-0003-1702-2727
https://orcid.org/0000-0003-3920-0272
https://orcid.org/0000-0003-3466-9506
https://orcid.org/0000-0001-6879-9881
https://orcid.org/0000-0001-5759-0310
https://orcid.org/0000-0002-0495-8270




Published January 2022
DOI: 10.3310/HEYY3556

This report should be referenced as follows:

Coulman E, Gore N, Moody G, Wright M, Segrott J, Gillespie D, et al. Early positive approaches

to support for families of young children with intellectual disability: the E-PAtS feasibility RCT.

Public Health Res 2022;10(2).





Public Health Research

ISSN 2050-4381 (Print)

ISSN 2050-439X (Online)

This journal is a member of and subscribes to the principles of the Committee on Publication Ethics (COPE)
(www.publicationethics.org/).

Editorial contact: journals.library@nihr.ac.uk

The full PHR archive is freely available to view online at www.journalslibrary.nihr.ac.uk/phr. Print-on-demand copies can be
purchased from the report pages of the NIHR Journals Library website: www.journalslibrary.nihr.ac.uk

Criteria for inclusion in the Public Health Research journal
Reports are published in Public Health Research (PHR) if (1) they have resulted from work for the PHR programme,
and (2) they are of a sufficiently high scientific quality as assessed by the reviewers and editors.

Reviews in Public Health Research are termed ‘systematic’ when the account of the search appraisal and synthesis methods
(to minimise biases and random errors) would, in theory, permit the replication of the review by others.

PHR programme
The Public Health Research (PHR) programme, part of the National Institute for Health Research (NIHR), is the leading UK funder
of public health research, evaluating public health interventions, providing new knowledge on the benefits, costs, acceptability and
wider impacts of non-NHS interventions intended to improve the health of the public and reduce inequalities in health. The scope
of the programme is multi-disciplinary and broad, covering a range of interventions that improve public health.

For more information about the PHR programme please visit the website: https://www.nihr.ac.uk/explore-nihr/funding-programmes/
public-health-research.htm

This report
The research reported in this issue of the journal was funded by the PHR programme as project number 15/126/11. The contractual
start date was in January 2018. The final report began editorial review in June 2020 and was accepted for publication in December
2020. The authors have been wholly responsible for all data collection, analysis and interpretation, and for writing up their work.
The PHR editors and production house have tried to ensure the accuracy of the authors’ report and would like to thank the reviewers
for their constructive comments on the final report document. However, they do not accept liability for damages or losses arising from
material published in this report.

This report presents independent research funded by the National Institute for Health Research (NIHR). The views and opinions
expressed by authors in this publication are those of the authors and do not necessarily reflect those of the NHS, the NIHR,
NETSCC, the PHR programme or the Department of Health and Social Care. If there are verbatim quotations included in this
publication the views and opinions expressed by the interviewees are those of the interviewees and do not necessarily reflect
those of the authors, those of the NHS, the NIHR, NETSCC, the PHR programme or the Department of Health and Social Care.

Copyright © 2022 Coulman et al. This work was produced by Coulman et al. under the terms of a commissioning contract
issued by the Secretary of State for Health and Social Care. This is an Open Access publication distributed under the terms of
the Creative Commons Attribution CC BY 4.0 licence, which permits unrestricted use, distribution, reproduction and adaption
in any medium and for any purpose provided that it is properly attributed. See: https://creativecommons.org/licenses/by/4.0/.
For attribution the title, original author(s), the publication source – NIHR Journals Library, and the DOI of the publication must
be cited.

Published by the NIHR Journals Library (www.journalslibrary.nihr.ac.uk), produced by Prepress Projects Ltd, Perth, Scotland
(www.prepress-projects.co.uk).

https://www.nihr.ac.uk/explore-nihr/funding-programmes/public-health-research.htm
https://www.nihr.ac.uk/explore-nihr/funding-programmes/public-health-research.htm
https://creativecommons.org/licenses/by/4.0/


NIHR Journals Library Editor-in-Chief

NIHR Journals Library Editors

Professor Ken Stein   Professor of Public Health, University of Exeter Medical School, UK

Professor John Powell Chair of HTA and EME Editorial Board and Editor-in-Chief of HTA and EME journals.
Consultant Clinical Adviser, National Institute for Health and Care Excellence (NICE), UK, and Professor of 
Digital Health Care, Nuffield Department of Primary Care Health Sciences, University of Oxford, UK

Professor Andrée Le May  Chair of NIHR Journals Library Editorial Group (HSDR, PGfAR, PHR journals) and 
Editor-in-Chief of HSDR, PGfAR, PHR journals

Professor Matthias Beck  Professor of Management, Cork University Business School, Department of Management
and Marketing, University College Cork, Ireland

Dr Tessa Crilly  Director, Crystal Blue Consulting Ltd, UK

Dr Eugenia Cronin   Consultant in Public Health, Delta Public Health Consulting Ltd, UK

Dr Peter Davidson   Consultant Advisor, Wessex Institute, University of Southampton, UK

Ms Tara Lamont   Senior Adviser, Wessex Institute, University of Southampton, UK

Dr Catriona McDaid  Reader in Trials, Department of Health Sciences, University of York, UK

Professor William McGuire   Professor of Child Health, Hull York Medical School, University of York, UK

Professor Geoffrey Meads   Emeritus Professor of Wellbeing Research, University of Winchester, UK

Professor James Raftery   Professor of Health Technology Assessment, Wessex Institute, Faculty of Medicine, 
University of Southampton, UK

Dr Rob Riemsma   Reviews Manager, Kleijnen Systematic Reviews Ltd, UK

Professor Helen Roberts   Professor of Child Health Research, Child and Adolescent Mental Health, Palliative Care 
and Paediatrics Unit, Population Policy and Practice Programme, UCL Great Ormond Street Institute of Child Health, 
London, UK

Professor Jonathan Ross  Professor of Sexual Health and HIV, University Hospital Birmingham, UK

Professor Helen Snooks  Professor of Health Services Research, Institute of Life Science, College of Medicine, 
Swansea University, UK

Professor Ken Stein   Professor of Public Health, University of Exeter Medical School, UK

Professor Jim Thornton  Professor of Obstetrics and Gynaecology, Faculty of Medicine and Health Sciences, 
University of Nottingham, UK 

Please visit the website for a list of editors: www.journalslibrary.nihr.ac.uk/about/editors

Editorial contact:  journals.library@nihr.ac.uk

NIHR Journals Library www.journalslibrary.nihr.ac.uk



Abstract

Early positive approaches to support for families of young
children with intellectual disability: the E-PAtS feasibility RCT

Elinor Coulman ,1 Nick Gore ,2 Gwenllian Moody ,1 Melissa Wright ,1

Jeremy Segrott ,1 David Gillespie ,1 Stavros Petrou ,3

Fiona Lugg-Widger ,1 Sungwook Kim ,3 Jill Bradshaw ,2
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6Challenging Behaviour Foundation, Chatham, UK
7Division of Psychiatry, Faculty of Brain Sciences, University College London, London, UK

*Corresponding author R.Hastings@warwick.ac.uk

Background: Parents of children with intellectual disability are 1.5–2 times more likely than other
parents to report mental health difficulties. There is a lack of clinically effective and cost-effective
group well-being interventions designed for family carers of young children with intellectual disability.

Aim: To examine the feasibility of a randomised controlled trial of the clinical effectiveness and
cost-effectiveness of the Early Positive Approaches to Support (E-PAtS) intervention.

Design: A feasibility study (including randomisation of families into a two-arm trial), questionnaires to
assess the feasibility of proposed outcome measures (including resource use and health-related quality
of life) and practitioner/family carer interviews. An additional question was included in an online UK
survey of families, conducted by the research team to assess usual practice, and a survey of provider
organisations.

Setting: Families recruited from community contexts (i.e. third sector, local authority services, special
schools) and self-referral. The E-PAtS intervention was delivered by trained community-based providers.

Participants: Families with at least one child aged 1.5–5 years with an intellectual disability. At least
one parent had to have English-language ability (spoken) for E-PAtS programme participation and
participants had to provide informed consent.

Interventions: E-PAtS intervention – two caregivers from each family invited to eight 2.5-hour group
sessions with usual practice. Usual practice – other support provided to the family, including other
parenting support.

DOI: 10.3310/HEYY3556 Public Health Research 2022 Vol. 10 No. 2

Copyright © 2022 Coulman et al. This work was produced by Coulman et al. under the terms of a commissioning contract issued by the Secretary of State for Health and
Social Care. This is an Open Access publication distributed under the terms of the Creative Commons Attribution CC BY 4.0 licence, which permits unrestricted use,
distribution, reproduction and adaption in any medium and for any purpose provided that it is properly attributed. See: https://creativecommons.org/licenses/by/4.0/.
For attribution the title, original author(s), the publication source – NIHR Journals Library, and the DOI of the publication must be cited.

vii

https://orcid.org/0000-0002-8854-2140
https://orcid.org/0000-0003-1086-7647
https://orcid.org/0000-0002-2000-4944
https://orcid.org/0000-0002-1011-4795
https://orcid.org/0000-0001-6215-0870
https://orcid.org/0000-0002-6934-2928
https://orcid.org/0000-0003-3121-6050
https://orcid.org/0000-0003-0029-9703
https://orcid.org/0000-0002-1254-5038
https://orcid.org/0000-0002-0379-8877
https://orcid.org/0000-0002-7280-1611
https://orcid.org/0000-0002-3985-6098
https://orcid.org/0000-0001-5253-3851
https://orcid.org/0000-0003-4325-2833
https://orcid.org/0000-0003-1702-2727
https://orcid.org/0000-0003-3920-0272
https://orcid.org/0000-0003-3466-9506
https://orcid.org/0000-0001-6879-9881
https://orcid.org/0000-0001-5759-0310
https://orcid.org/0000-0002-0495-8270


Objectives: To assess randomisation willingness/feasibility, recruitment of providers/parents, retention,
usual practice, adherence, fidelity and feasibility of proposed outcome measures (including the
Warwick–Edinburgh Mental Well-Being Scale as the proposed primary outcome measure, and parent
anxiety/depression, parenting, family functioning/relationships, child behavioural/emotional problems
and adaptive skills, child and parent quality of life, and family services receipt as the proposed
secondary outcome measures).

Results: Seventy-four families (95 carers) were recruited from three sites (with 37 families allocated to
the intervention). From referrals, the recruitment rate was 65% (95% confidence interval 56% to 74%).
Seventy-two per cent of families were retained at the 12-month follow-up (95% confidence interval
60% to 81%). Exploratory regression analysis showed that the mean Warwick–Edinburgh Mental
Well-Being Scale well-being score was 3.96 points higher in the intervention group (95% confidence
interval –1.39 to 9.32 points) at 12 months post randomisation. High levels of data completeness were
achieved on returned questionnaires. Interviews (n = 25) confirmed that (1) recruitment, randomisation
processes and the intervention were acceptable to family carers, E-PAtS facilitators and community staff;
(2) E-PAtS delivery were consistent with the logic model; and (3) researchers requesting consent in future
for routine data would be acceptable. Recorded E-PAtS sessions demonstrated good fidelity (96% of
components present). Adherence (i.e. at least one carer from the family attending five out of eight E-PAtS
sessions) was 76%. Health-related quality-of-life and services receipt data were gathered successfully. An
online UK survey to assess usual practice (n = 673) showed that 10% of families of young children with
intellectual disability received any intervention over 12 months. A provider survey (n = 15) indicated
willingness to take part in future research.

Limitations: Obtaining session recordings for fidelity was difficult. Recruitment processes need to be
reviewed to improve diversity and strategies are needed to improve primary outcome completion.

Conclusions: Study processes were feasible. The E-PAtS intervention was well received and outcomes
for families were positive. A barrier to future organisation participation is funding for intervention costs.
A definitive trial to test the clinical effectiveness and cost-effectiveness of E-PAtS would be feasible.

Trial registration: Current Controlled Trials ISRCTN70419473.

Funding: This project was funded by the National Institute for Health Research (NIHR) Public Health
Research programme and will be published in full in Public Health Research; Vol. 10, No. 2. See the
NIHR Journals Library website for further project information.
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Plain English summary

We developed a parenting programme called Early Positive Approaches to Support (E-PAtS) for
parents of young children (1.5–5 years of age) with an intellectual disability. The E-PAtS

programme is co-delivered to a group of parents by a professional facilitator and a parent of a child
with disabilities. Parents are given practical strategies over an 8-week period to help them to look after
themselves and to support them with their child’s development.

We recruited 74 parent carers of young children with intellectual disabilities to take part. They were
assigned, by chance, to attend an E-PAtS group or to receive their usual support only. All parents,
whether or not they attended the E-PAtS group, were asked to complete some measures of things
that might change during the E-PAtS programme. The most important measure was changes in parents’
psychological well-being. Other measures included parents’ mental health, positive perceptions, approaches
to parenting, relationships with their child with intellectual disability, relationships with their partner
(if they had one), the positive and problem behaviour of brothers or sisters, sibling relationships and
how much the family accessed a variety of services (especially social care and health services).

This study was a feasibility study. We were checking whether or not the research worked well so that
a much larger study could be planned in the future. Among other things, we found that parents were
willing to take part in the research, attended most of the E-PAtS sessions and completed the research
measures, and organisations that delivered parenting courses expressed an interest in taking part in a
larger study.

We also interviewed parents, the facilitators (i.e. those delivering the E-PAtS programme) and people
from the organisations that delivered E-PAtS. People enjoyed being part of E-PAtS groups and were
positive about taking part in the study. We are now ready to go on to a larger study.
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Scientific summary

Background

Children with intellectual disability and their parents face significant health inequalities and problems in
accessing appropriate support. UK data show that parents, especially mothers, of children with intellectual
disability are two to three times more likely to report clinically concerning levels of mental health and
other psychological problems than parents who do not have a child with intellectual disability. Children
with intellectual disability are also four or five times more likely to have a diagnosable mental health
disorder than their peers. In addition, < 30% of children with intellectual disability who have a
diagnosable mental health problem have access to mental health services.

Systematic reviews conducted for National Institute for Health and Care Excellence guidelines on
mental health and intellectual disability did not reveal any early years parenting programmes that had
been developed specifically to support families of children with intellectual disability. Likewise, they did
not show any programmes in which parent well-being in families of children with intellectual disability
was the focus. The current research directly addressed this evidence gap by assessing the feasibility of
the Early Positive Approaches to Support (E-PAtS) programme. The E-PAtS programme was developed
through co-production with parents and professionals. The programme is based on existing research
evidence about children with intellectual disability and their families, and a developmental systems
approach to early intervention. E-PAtS is a group parenting programme designed to support
engagement with carers from families with a broad spectrum of needs and circumstances who are
raising a young child with intellectual disability. The programme is co-delivered by trained parent and
professional facilitators, and provides an emotionally supportive group process and comprehensive
curriculum to support parental well-being and address common and family-specific areas of current
and future need for parents and their child with intellectual disability.

Aims and objectives

The aim of this study was to assess the feasibility of delivering E-PAtS to family carers of children with
intellectual disability by community parenting support service provider organisations. The study was
designed to examine the feasibility of a potential definitive randomised controlled trial of the clinical
effectiveness and cost-effectiveness of the E-PAtS programme.

The study objectives were to assess the following:

l the feasibility of recruiting eligible participants to the study and the most effective recruitment
pathways to identify families of young children with intellectual disability

l the feasibility of recruiting suitable intervention providers and facilitators to deliver the
E-PAtS intervention

l recruitment rates and retention through 3- and 12-month post-randomisation follow-up
data collection

l the acceptability of study processes, including randomisation, to service provider organisations,
facilitators and family carers through qualitative interviews

l the acceptability of intervention delivery to service provider organisations, facilitators and family
carers through qualitative interviews

l adherence to the intervention, reach and fidelity of implementation of the E-PAtS intervention
through attendance records, evaluation of session recordings and participant/facilitator
qualitative interviews
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l usual practice in this setting and use of services/support by intervention and control participants
l acceptability of collecting and analysing routinely collected data within a definitive randomised

controlled trial
l service provider organisation willingness to participate in a definitive trial
l the feasibility and acceptability of the –

¢ proposed primary outcome measure for a definitive trial as methods to measure effectiveness
of the intervention (i.e. the Warwick–Edinburgh Mental Well-Being Scale at 12 months
post randomisation)

¢ proposed secondary outcome measures for a definitive trial, including resource use and
health-related quality-of-life data, as methods to measure effectiveness of the intervention
and to conduct an embedded health economic evaluation within a definitive randomised
controlled trial.

Methods

Design
The study was a two-arm cluster (families as clusters) feasibility randomised controlled trial with 1 : 1
randomisation using randomly permuted blocks, stratified by study site and choice of either study
pathway. Primary participants selected one of two study pathways if randomised to the control group:
(1) pathway A families were offered the E-PAtS programme subsequent to the 12-month follow-up
and (2) pathway B families were not offered the E-PAtS programme. Participants were recruited,
asked to select study pathway A or B, and randomised. Intervention families were offered the E-PAtS
programme immediately. Mixed methods informed by Medical Research Council guidance were used as
a framework for process evaluation. An additional question in an online UK survey of parents of young
children with intellectual disability (n = 673) was carried out by the research team at the University of
Warwick (Coventry, UK) to assess aspects of usual practice. A small survey (n = 15) of staff from
community organisations as potential intervention providers in future research was also completed.

Setting and participants
The study took place in two sites in Northern Ireland and one site in England in community
organisations with existing support services for families of young children with intellectual disability.
Community organisations informed families of young children with intellectual disability about the
study and local information/recruitment events were held with the research team. Family carers were
recruited by researchers following referrals or in direct response to advertisements. Families were
eligible to participate if at least one parent was aged ≥ 18 years and was available to attend the
E-PAtS programme, and if they had a child aged 18 months to 5 years with an intellectual disability.
We aimed to recruit 64 families (i.e. 32 families in each group).

Intervention and comparator
Families were randomly assigned (1 : 1) to either the E-PAtS intervention or the comparator group.

Families assigned to the E-PAtS intervention were offered a place on a local E-PAtS course that took
place over eight 2-hour group sessions. One family carer from each family was encouraged to attend
as many of the intervention sessions as possible, and every family was also offered the chance to
identify a second carer who could attend some or all of the sessions. A professional employed by the
community organisation acted as one of the facilitators for the intervention, along with an expert by
experience (i.e. a family carer of a child with intellectual disability). The professional and family carers
were trained and supervised in the intervention, and co-delivered the sessions. The first two sessions
focused on carer well-being, supports, services and advocacy, and well-being was maintained as a
theme throughout the rest of the intervention sessions. Five intervention sessions focused on dealing
with common issues for families of young children with intellectual disability (e.g. communication, sleep,
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building everyday skills, and understanding and managing difficult behaviour). A final summary session
ended the intervention. Carers were given practical resources for each session (including when they did
not attend) and the sessions involved a mixture of direct training, practical exercises and combined
evidence-based practices with expertise by experience.

Families assigned to the comparator group received the usual practice available for families of young
children with intellectual disability in their local area. Families assigned to the intervention group also
continued to receive usual practice.

Assessment of feasibility of delivery and acceptability of the intervention
The feasibility of delivery and the acceptability of the intervention were assessed by session checklists
completed by E-PAtS programme facilitators following each session, researcher coding of fidelity from
audio- and video-recordings of E-PAtS sessions, and through qualitative interviews with family carers
(n = 15), E-PAtS facilitators (n = 8) and community organisation staff (n = 2).

Collection of outcome data
Outcome data were collected from family carers via questionnaires at three time points: (1) baseline,
(2) 3 months post randomisation and (3) 12 months post randomisation. Data included parental well-
being, mental health and positive perceptions; parenting and family functioning; and child behavioural
and emotion problems and adaptive skills. Family carers also completed measures that would be
required for a future economic evaluation (e.g. health-related quality of life, services receipt).

At 12 months post randomisation, questionnaires included family carers’ views about routine data
collection for a future trial.

Public and participant involvement
One family carer was appointed as an independent member of the Study Steering Committee and
attended all meetings of the committee. Nine family carers were recruited to and took part in an
advisory group chaired by a research team member who had a public and participant involvement
co-ordinator role. Three advisory group meetings were held, along with additional consultation about
study methods and measures between meetings.

Results

Of 150 families approached across two separate recruitment phases (93% via the community organisations
or information sessions organised collaboratively with them), 88 families were screened for eligibility and
79 families were recruited to the study (recruitment rate 65%, 95% confidence interval 56% to 74%),
including families experiencing socioeconomic disadvantage. Of those recruited, 74 families were
randomised, with 37 families in the intervention group and 37 families in the comparator group. Family
carers reported that recruitment and randomisation processes were acceptable. When asked to choose
what would happen if they were randomised to the comparator group, all bar one family chose to be
offered the E-PAtS programme at the end of the study. Retention rates were 81% (95% confidence
interval 70% to 89%) and 72% (95% confidence interval 60% to 81%) of families at 3 and 12 months
post randomisation, respectively. Overall, 70% (95% confidence interval 59% to 80%) of primary carers
were retained to the 12-month follow-up. Completion of the Warwick–Edinburgh Mental Wellbeing
Scale at 12 months (i.e. the primary outcome for a future trial) was obtained for 51% of primary carers.
Exploratory regression analysis showed that the mean well-being score in the intervention group was
3.96 points higher than in the comparator group (95% confidence interval –1.39 to 9.32 points) at
12 months post randomisation. High levels of data completeness were achieved on questionnaires at all
three time points. Over the course of the study, two families (three participants) asked to withdraw.
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It was feasible to recruit and train staff from community organisations (n = 6) and family carers as
experts by experience (n = 6) as E-PAtS facilitators. Interview data from facilitators also showed
that the initial training of facilitators was deemed acceptable and that the training prepared them
well for their role. Facilitator session checklists showed a very high level of delivery of intervention
components (88–100%, with an average of 97% overall). Facilitators reported that 97% of session
components were delivered. Seven recorded E-PAtS programme sessions rated by researchers also
demonstrated a high degree of fidelity, with, on average, 96% (range 88–100%) of checklist items
observed to occur in recordings (with 100% of items observed during four recordings). Overall
adherence at the family level (i.e. at least one carer from a family attending five of the eight E-PAtS
programme sessions) was 76%. Exploratory analyses suggested that group differences for well-being
at the 12-month follow-up may be higher in families that adhere to the intervention and for families
that attended more sessions overall. Exploratory analyses also suggested that adherence and overall
session attendance may also be associated with baseline well-being (with both improved by higher
baseline well-being scores).

Surveyed representatives of provider organisations that could be involved in a future trial were positive
about the E-PAtS programme and its relevance to their organisation and the population they serve.
However, a barrier to participation in future research was the availability of additional funding to deliver
the intervention (including initial training costs). Thirteen respondents (of the 14 respondents who replied)
reported that they would be somewhat or very likely to participate in a future definitive trial.

Family carers, public and participant involvement advisory group family carers, E-PAtS programme
facilitators and community organisation staff all reported that usual practice rarely included direct
support for families and that any support received is different from the content and format of the
E-PAtS programme. In the online UK survey to assess usual practice, 10% of parents reported that
they or their young child had received a named intervention in the preceding 12 months, including
parenting groups.

Qualitative data showed that the intervention was acceptable to family carers, E-PAtS programme
facilitators and community services staff. In particular, participants valued the fact that the E-PAtS
programme was designed specifically for families of young children with intellectual disability, that it
had been co-produced and, in particular, that it was co-delivered by a family carer and a staff member.
Evidence that the E-PAtS programme facilitators delivered the intervention in a manner consistent
with the intervention logic model was shown in the interviews with family carers. In particular,
family carers reported learning new strategies relating to their own well-being and their child’s skills,
understanding and accessing additional services and support, and the role of peer support within and
outside the group sessions. There were no reported harmful aspects of the intervention.

Health-related quality-of-life data and services receipt data were gathered successfully, indicating that
a future health economic evaluation would be feasible. Interviews with family carers also suggested
that, in general, researchers requesting consent in future research to obtain routine data would
be acceptable.

Conclusions

The E-PAtS intervention was feasible to deliver, was acceptable to all key stakeholders (i.e. family
carers of young children with intellectual disability, E-PAtS programme facilitators and community
support organisations) and was delivered with a high degree of fidelity and an acceptable level of
adherence. It was feasible to recruit families of young children with intellectual disability, including
from socioeconomically disadvantaged contexts, although a recruitment strategy connecting with a
wider range of community organisations would be important to explore in future research. Families
were willing to be randomised and all bar one preferred to be offered the E-PAtS programme at the
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end of the study if they were to be randomised to the comparator, indicating that this design may be
feasible for a future trial. Follow-up rates at 12 months were acceptable and there was evidence that
improvements could be achieved in a future study by applying learning from the current research.

Recognising that the trial was not powered to detect differences between study groups, we found that
carers in intervention group families had higher reported well-being than in the usual-practice group.
Exploratory analyses also suggested that group differences were larger for families that adhered to
the intervention and for families that attended more intervention sessions. Therefore, the intervention
is promising.

Family carer advisory group members make particularly positive contributions to the research in
guiding how materials and questions should be presented to carers more effectively, and they offered
practical input to the design of the wider usual-practice study questionnaire based on their experience
of services.

Following minor modifications to recruitment and retention strategies, there is a need for a future
definitive trial to evaluate the clinical effectiveness and cost-effectiveness of the E-PAtS intervention in
increasing well-being in family carers of young children with intellectual disability. The results of the
current study suggest that such a definitive trial would be feasible.

Trial registration

This trial is registered as ISRCTN70419473.

Funding

This project was funded by the National Institute for Health Research (NIHR) Public Health Research
programme and will be published in full in Public Health Research; Vol. 10, No. 2. See the NIHR Journals
Library website for further project information.
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Chapter 1 Background

Background to the research

Intellectual disability (often referred to as learning disability in UK health settings) is described in
International Classification of Diseases, Eleventh Revision, as a disorder of intellectual development.1

Consistent with contemporary definitions, intellectual disability emerges during the ‘developmental period’
(usually taken to mean before age 18 years) and is characterised by low cognitive ability (i.e. an intelligence
quotient of < 70) and low levels of adaptive behaviour (such as communication, and social and independence
skills, assessed using standardised tools). Prevalence studies internationally suggest that approximately
2–3% of children and adolescents have an intellectual disability.2 Based on Department for Education
data published from the National Pupil Database (NPD), there are approximately 300,000 children of
school age with an intellectual disability in England.3 Data from the Global Burden of Disease Study
suggest that approximately 1.43% of children aged < 5 years in the UK have an intellectual disability.4

Owing to challenges in intelligence quotient testing in younger children, especially for disabled
children, the term global developmental delay is often used to refer to children who, when older than
5 years of age, are likely to attract a label of intellectual disability.5 Global developmental delay is
defined in terms of a delay in two or more developmental domains (from among the following five)
in children aged < 5 years: (1) gross and/or fine motor skills, (2) speech and language, (3) cognition,
(4) social and personal skills, and (5) daily living skills or activities.5 Children with intellectual disability/
global developmental delay may also have other diagnoses, including Down syndrome, other genetic
syndromes (e.g. fragile X syndrome, Rett syndrome, Cornelia de Lange syndrome) or autism. For
example, in the UK, children with an intellectual disability may be 33 times more likely than children
without an intellectual disability to meet diagnostic criteria for autism.6

Young children with an intellectual disability face, by definition, cognitive, learning, social and everyday
living challenges. These children also experience a range of other social, health and educational
inequalities.7 For example, at aged 3 years, children with intellectual disability have lower levels of
prosocial behaviours and higher levels of both internalising and externalising problems than children
without intellectual disability, and these disparities generally increase throughout early and middle
childhood.8 In the physical health domain, children with intellectual disability are up to 70% more likely
to be obese, which in turn increases the long-term risk of obesity-related health problems.9 Children
with an intellectual disability and their families are also more likely to be exposed to multiple social
and economic risks, including poverty and negative life events.6

Parents of children with intellectual disability also often have elevated levels of stress, mental and
physical health problems themselves. Meta-analyses and results from higher-quality research designs
(such as population-based national samples) have suggested, for example, that mothers of children with
intellectual disability are about 1.5 times more likely than other mothers to experience depression10

and, similarly, 1.4 times more likely than other mothers to have high levels of psychological symptoms
indicative of mental health problems.11 Data from the UK Millennium Cohort Study (a population-
representative birth cohort) also show that fathers of young children with intellectual disability are
twice as likely to score above the cut-off point on a psychiatric disorder screen when compared with
fathers of other young children.12 The day-to-day burden of care for a child with intellectual disability
is also high even when compared with other carers (e.g. dementia family carers).13 Longitudinal
research further suggests that the severity of the needs of children with intellectual disability can be
associated with the well-being of their family members, especially parents. In particular, increased
behavioural and emotional problems in children with intellectual disabilities also leads to deterioration
in parental well-being over time, and typically vice versa.14
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Despite significant needs, access to supports and services for families of children with intellectual
disability is fraught with negative experiences and is often described as ‘battling’ against the system.15

Access to services and professionals is also limited. For example, < 30% of parents of children with an
intellectual disability who also had a diagnosable mental health problem had access to mental health
services in the preceding 12 months.16 Therefore, children with intellectual disability and their parents
face significant health inequalities and potential problems with accessing appropriate support.

Moving beyond parents’ well-being, there is also intellectual disability family research that applies family
systems theory to examine putative effects on other family members and on family subsystems.17,18

Siblings of children with an intellectual disability, for example, may be at a small, but elevated, risk for
behavioural and emotional problems compared with other children who do not have a brother or sister
with intellectual disability.19 In addition, parental relationship problems, parent–child relationships,
sibling relationships and overall family functioning may all be adversely affected in families of children
with an intellectual disability.14

Given this research evidence, interventions and supports are needed that target both parental or
family well-being and developmental outcomes for the child with intellectual disability. Developmental
challenges for children with an intellectual disability, and inequalities affecting their families, emerge
early in life (certainly by ages 3–5 years), and so early intervention and support is important as both
an individual family and larger policy priority.20 In addition to parental well-being, what parents do
with their child with intellectual disability and the relationships they build with them have been shown
to be crucial for the development of children with intellectual disability (as they are for all children).
The parent–child relationship quality at age 3 years, for example, predicted behaviour problems when
children with intellectual disability were aged 5 years.21 Negative dimensions of parenting in the early
years period (i.e. aged 3–5 years) also mediated the effects of maternal well-being on the behaviour
problems of children with an intellectual disability at aged 7 and 11 years.22 Therefore, interventions
that also target parenting practices/strategies and parent–child relationships could have significant
potential to support families of young children with intellectual disability.

Rationale for the current study

The existing evidence base for early family/parent-based interventions for families of children with
intellectual disability is significantly limited. There is some evidence relating to early intervention
approaches that focus only on teaching new or extended skills to children with intellectual disability
(e.g. Eldevik et al.23), without any additional support for family members.23 Similarly, there are some
potentially effective intervention strategies from a psychological therapy perspective (such as
cognitive–behavioural therapy and, more recently, mindfulness-based approaches) to reduce parental
psychological distress in families of children with intellectual disabilities, where the interventions do
not also focus on child outcomes.24,25 Psychoeducation interventions may also be used in UK services,
typically addressing one or more of three components: (1) information about disability, (2) information
about services and supports available to families and (3) potentially a brief psychoeducational
perspective on well-being.26 Although such psychoeducation interventions have been evaluated with
parents of pre-school children,27 parents of adolescents approaching transition28 and with parents of
adults,29 the evaluations are small in size and rarely use randomised controlled trial (RCT) designs.26

Other psychoeducation programmes have had a focus on services and improving access to services
only,30 including by increasing parents’ confidence to access services.31

Parenting interventions, which can focus on both child and parental outcomes, have recently been
systematically reviewed by the National Institute for Health and Care Excellence (NICE) to inform the
Mental Health Problems in People with Learning Disabilities: Prevention, Assessment, and Management
clinical guideline.32 The NICE guidance reviewed 15 RCTs of parenting programmes that involved
parents of children with intellectual disability. These programmes were not developed for parents of
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children with intellectual disability [but were adapted from mainstream parenting programmes,
e.g. Stepping Stones Triple P33 (Triple P International Pty Ltd, Brisbane, QLD, Australia)] and the
programmes were not targeted at families of young children with intellectual disability. The single
exception with an early intervention focus was a RCT of an individual family-delivered positive behavioural
support intervention for young children with intellectual disability and severe behaviour problems. The RCT
compared the intervention alone to a version that included a parent optimism component.34 The parenting
programmes reviewed by NICE also did not explicitly target parent well-being, but focused on a problem
related to the child (e.g. behaviour problems). In terms of evidence gaps, NICE found no evidence relating
to group parenting programmes designed specifically for parents of young children with intellectual
disability, without a specific focus on a problem related to the child and with the explicit aim of improving
parent psychosocial well-being. Therefore, there is a gap in both the availability of suitable group parenting
programmes as well as an established gap in the evidence base.

A further limitation in the evidence base is the lack of approaches that have involved co-production
with families35 or those including family members themselves as partners in supporting other families
that have a child with an intellectual disability. This is despite evidence that parents’ lived experience
can be beneficial in supports for families of disabled children more generally. For example, a recent
systematic qualitative synthesis36 of research in which parents offer peer support to other parents
of children with disabilities identified four themes describing the benefits of peer–peer support:
(1) shared social contact with other parents, (2) learning from the experiences of other parents,
(3) parent supporters gaining self-confidence and expertise, and (4) all participants valuing the
opportunity to support others in group contexts.36

Parenting programmes for families of children with intellectual disability are likely to remain a priority
for UK services for several decades. In England, learning (intellectual) disability services across the
NHS, local authorities and the for-profit and third sector are undergoing considerable change as a
result of the government’s transforming care programme. The service model from the transforming
care programme identifies early intervention/early support and support and skills training for parents
as a part of a regional/community response to better services for families of children with intellectual
disability.37 In Scotland, parenting interventions are also a priority and are seen as a key way to
improve the life chances of disadvantaged groups, including children with intellectual disability. The
Scottish Government has proposed a co-ordinated parenting strategy across statutory and third-sector
organisations, with partners from the third sector taking a lead in delivering parenting interventions.38

In response to the identified needs and gaps in the existing evidence base, we previously co-produced
(with family carers) the Early Positive Approaches to Support (E-PAtS) programme. The E-PAtS
programme is designed as a group parenting programme that is suitable for all families of young
children with intellectual disability, and addresses issues for parents and the child that may already
be experienced or will be likely to emerge during the course of the child’s development. The E-PAtS
programme is a bespoke parenting programme that is specifically informed by intellectual disability
research. The programme is co-delivered by a trained family carer facilitator and a professional
facilitator across eight group sessions. The primary focus is to enhance parental psychosocial
well-being. A detailed description of the E-PAtS programme is provided in Chapter 2 and the logic
model is presented in Appendix 1.

Aims and objectives

The aim of the E-PAtS feasibility RCT was to assess the feasibility of delivering the E-PAtS programme
to family carers of children with an intellectual disability by community parenting support service
provider organisations. The study will contribute to the evidence base on the well-being of families
with a young child with intellectual disability. Importantly, the study will inform a potential, definitive
RCT of the clinical effectiveness and cost-effectiveness of the E-PAtS programme.
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The study primary objectives were to assess the following:

l the feasibility of recruiting eligible participants to the study and the most effective recruitment
pathways to identify families of young children with intellectual disability

l the feasibility of recruiting suitable intervention providers and facilitators to deliver the
E-PAtS intervention

l recruitment rates and retention through the 3- and 12-month post-randomisation follow-up
data collection

l the acceptability of study processes, including randomisation, to service provider organisations,
facilitators and family carers through qualitative interviews

l the acceptability of intervention delivery to service provider organisations, facilitators and family
carers through qualitative interviews

l adherence to the intervention, reach and fidelity of implementation of the E-PAtS intervention
through attendance records, evaluation of session recordings and participant/facilitator
qualitative interviews

l usual practice in this setting and use of services/support by intervention and control participants
l acceptability of collecting and analysing routinely collected data within a definitive RCT
l service provider organisation willingness to participate in a definitive trial
l the feasibility and acceptability of the –

¢ proposed primary outcome measure for a definitive trial as methods to measure the
effectiveness of the intervention [i.e. the Warwick–Edinburgh Mental Wellbeing Scale
(WEMWBS) at 12 months post randomisation]

¢ proposed secondary outcome measures for a definitive trial, including resource use and
health-related quality of life data, as methods to measure effectiveness of the intervention and
to conduct an embedded health economic evaluation within a definitive RCT.
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Chapter 2 Intervention

The E-PAtS programme

The E-PAtS programme is a group parenting programme for parents/family carers of children with an
intellectual disability. The E-PAtS programme has been developed in response to the contexts, research
and theoretical assumptions discussed in Chapter 1 to provide timely, effective and sensitive support to
families of children with an intellectual disability. The programme aims to bolster family resources and
resilience to achieve positive outcomes for parents who attend, as well as for their children and other
family members. The components of the intervention (i.e. the six key principles of the E-PAtS programme
and the programme materials and curriculums) are described in the E-PAtS logic model (see Appendix 1)
alongside the main mechanisms of impact, potential outcomes (used to inform the methods of the current
research) and longer-term outcomes that could be examined in a later study.

The E-PAtS programme was developed by Nick Gore, starting in 2011/12, in collaboration with a patient
and public involvement (PPI) partner [i.e. the Challenging Behaviour Foundation (CBF) (Chatham, UK)],
parents of children with intellectual disability, and intellectual disability professionals and researchers
(including research team members Richard Hastings and Jill Bradshaw). The original programme
content and rationale for the E-PAtS intervention was informed by the development of a framework that
summarised relevant research evidence in the intellectual disability field39 by early intervention theory,
especially the developmental systems model,40 and by the principles of co-production, both in designing the
programme and also in its delivery (i.e. using a family carer co-facilitator working jointly with a professional).

Development process for the E-PAtS intervention

Key topic areas for inclusion in the E-PAtS intervention curriculum were developed using a workshop
model. An initial 1-day workshop was held in January 2013 and involved a total of 17 participants,
all of whom had attended prior initial meetings with Nick Gore to discuss the programme development.
Workshop participants were a mix of parents and professionals with expertise in the proposed
curriculum topic area (e.g. sleep). The task of the initial workshop group was to design 2.5-hour
sessions that would serve as an evidenced-based introduction to a topic area, including practical
skills or tools that would be needed in the first group that families might attend after a diagnosis or
soon after suspicions are first raised about a child’s development. The workshop group were also given
context informed by the emerging intervention logic (e.g. the session content should help to prepare
families for the future emergence of problems and how to engage with professionals and services to
obtain support).

The workshop content was edited, revised and manualised by Nick Gore during 2013. In this period,
the original workshop members provided commentary and editorship to multiple editions of the
materials that were developed. Feedback to support development of the programme was also gained
from a parent/family carer focus group (comprising six additional family carers) via presentation and
discussion with several multiprofessional groups (who were additional to the original workshop group)
and a series of six in-depth development meetings between Nick Gore and a parent/carer who participated
in the first workshop and later became a programme facilitator. The E-PAtS programme was pilot tested
three times over the following 4 years, with more than 94 families participating (once led by Nick Gore
and a parent facilitator and twice with Nick Gore training new facilitators). Following the second pilot,
and a subsequent focus group that comprised programme facilitators, the E-PAtS programme materials and
manuals were refined further. Therefore, the programme tested in the current research had been robustly
developed and pilot tested prior to this study.
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E-PAtS programme content and structure

The E-PAtS programme is fully manualised (comprising a programme manual and a programme
implementation manual) and is typically delivered over an 8-week period. The programme is delivered
in a group format to up to 12 parents/family carers, representing a maximum of eight families.
Two parents/family carers from each family are invited to attend, but typically both family members
attend approximately one half of the same sessions. Programme facilitators are typically professionals
who are employed by third-sector organisations, but have included a range of health and social care
professionals (and could include education professionals). Each programme is also delivered with a
parent/family carer co-facilitator employed by the organisation specifically to deliver the E-PAtS
programme. Facilitators deliver the programme in pairs (one professional and one parent/family
carer facilitator) after completing a 5-day training programme and a period of supervised practice.
Supervised practice consists of between two and three supervision meetings with the E-PAtS
programme trainer during the first facilitation of a programme.

Facilitators are typically required to have prior experience of supporting children with intellectual
disability and/or their families, but are likely to have a variety of professional roles and qualifications.
Family carer facilitators are the parent of a child with an intellectual disability. The E-PAtS programme
may be delivered in a range of community settings, including child development centres, community
centres and church halls. In the current research, host organisations met the costs of programme
delivery that relate to the training of facilitators, employment of facilitators, use of facilities and
reproduction of materials. All E-PAtS materials, manuals and workbooks (including any future updates
or revisions) are provided to trained host organisations for their continued and sole use at no cost.

All participating families attend a programme preparation session/interview with facilitators (undertaken
by telephone in the current study) or other professionals from the host organisation (either face to
face or by telephone) prior to the delivery of the programme curriculum as a standard part of E-PAtS
programme implementation. This session helps prepare parents for the programme, ensures that it
fits with their current needs and expectations, and identifies and proactively resolves any barriers
regarding attendance and engagement for both parents/family carers from the family who are expecting
to attend the groups. Carers also have opportunities throughout the programme to highlight any other
factors that facilitators could address to support their engagement in the programme.

The E-PAtS programme comprises eight 2.5-hour group sessions, delivered at times of day determined
by the provider according to the needs and preferences of participating families. A summary of
E-PAtS programme sessions is provided in Table 1. The first two sessions of the E-PAtS curriculum
predominantly focus on the emotional and well-being needs of parents/family carers together with the
development of a family system of support. Session 1 provides an introduction to the programme and
establishes group processes (see Table 1), before providing advice and strategies to support access to
professional services and financial supports for families and their children. The second session focuses
on the emotional vulnerabilities and needs of parents/family carers of children with intellectual
disability, supports service access in relation to these and empowers parents/family carers to develop
self-management and social support systems to reduce these vulnerabilities and needs and build resilience
over the long term. Further consideration and support in relation to both building systems of family support
and safeguarding the emotional well-being of parents/family carers is also included as a component of each
subsequent session, and is further expanded on in the final session of the programme (i.e. session 8), which
brings together all learning and supports to allow this to be continually used in the future.

Sessions 3–7 focus predominantly on supporting parent/family carer knowledge and confidence in
responding to child-focused areas of need that are also associated with poor outcomes for parents and
families of young children with intellectual disability. Session 3 provides advice and support in relation
to sleep. Session 4 provides information to help children acquire effective functional communication
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TABLE 1 Content of the E-PAtS programme sessions

Session Content

Session 1

Working together l Establishing a socially and emotionally supportive group
l Orientation and key messages about the programme
l Information and strategies to support access to support services

Session 2

Looking after you and
your family

l Key information about well-being
l Maximising social and emotional therapeutic group processes
l Developing proactive well-being strategies
l Developing emotional coping strategies
l Information and signposting to well-being supports/services

Session 3

Supporting sleep l Key information about sleep and sleep difficulties
l Development of bespoke sleep strategies for children of group members
l Family carers’ well-being in the context of supporting a child’s sleep
l Information and signposting to sleep supports/services

Session 4

Interaction and
communication

l Key information about communication development and communication difficulties
l Development of bespoke strategies to support receptive and expressive

communication partnerships
l Family carers’ well-being in the context of supporting communication for a child
l Information and signposting to communication supports/services

Session 5

Supporting active
development

l Key information about engagement in activity and adaptive skill development
l Establishing core strategies to support activity engagement and skill development for

individual children
l Family carers’ well-being in the context of supporting engagement and skill development

for a child
l Information and signposting to relevant supports/services

Session 6

Supporting challenges 1 l Key information about development and maintenance of behaviours that challenge
l Identification of core proactive strategies that can support life quality and reduce risk of

behaviours that challenge for group members’ children
l Family carers’ well-being in the context of supporting a behaviour that challenges for a child
l Information and signposting to relevant supports/services

Session 7

Supporting challenges 2 l Key information about episodes of behaviours that challenge and corresponding support
needs of children

l Strategies to support understanding of a behaviour that challenges for an individual child
and establishment of bespoke reactive and proactive behavioural supports

l Family carers’ well-being in the context of supporting behaviour that challenges for a child
l Information and signposting to relevant supports/services

Session 8

Bringing it all together l Integration of all concepts, strategies and discussions
l Development of future plans for individual group members to support themselves and

their family
l Opportunities to provide feedback and contribute to the co-production of future

programme delivery
l Socially and emotionally supportive group processes to support end of programme
l Information and signposting to relevant supports/services

Reproduced with permission from Coulman et al.41 This is an Open Access article distributed in accordance with the
terms of the Creative Commons Attribution (CC BY 4.0) license, which permits others to distribute, remix, adapt and
build upon this work, for commercial use, provided the original work is properly cited. See: https://creativecommons.org/
licenses/by/4.0/. The table includes minor additions and formatting changes to the original.
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and session 5 provides information to help children develop a range of adaptive skills. Sessions 6 and 7
draw on all previous sessions and provide additional curriculum content to help carers prevent and
address problem behaviour currently displayed by their child or problem behaviour that they may be at
risk of developing in future.

Each programme session is based on best practice developed through co-production with a range of
professional experts and family carers. Sessions provide an overview of each area, with theoretical
and practical considerations, to empower family carers with knowledge and activate improved patterns
of family interaction (following the developmental systems model for early intervention).40 Each session
also includes further resources and signposting to support future advice and professional input for
families that require this. The E-PAtS programme is designed as a cohesive programme curriculum
rather than a menu of choices, with the expectation that parents/family carers attend the majority of
sessions whether or not they or their child has support needs in the topic area. This is based on a
premise that families and their children who attend the programme are at increased risk of experiencing
complex needs across topic areas at some point in the child’s development, but that this could be
reduced through early intervention and proactive support. In addition, it is considered that participating
family carers will contribute towards the group process mechanisms, with the potential to support
other group members in relation to one or more of the curriculum areas. This group process and
mutual support may have potential benefits for both the carer in question and other group members.

Although the E-PAtS programme encourages and aims to facilitate full programme attendance, it is
recognised that the complexity of family life for family carers supporting a child with intellectual
disability may result in occasional non-attendance. The programme therefore incorporates a range
of strategies to support families in such an instance. First, the programme provides a workbook
of resources that provides access to important information and prompts development of bespoke
strategies for families (relevant sections of which are provided to families even if a session is missed).
Second, facilitators aim to accommodate any missed sessions, should these occur, by allocating time
for brief catch-up discussions with families at the start or end of a subsequent session. Finally, as
previously described, several core curriculum areas (and those associated with carer well-being in
particular) run throughout all sessions (rather than being prescribed to a specific session), and so can
be accessed by family carers even if an individual session is missed.

All of the E-PAtS curriculum components are delivered via a combination of oral and video presentations,
group discussion and in-group exercises. The E-PAtS programme group process aims to create an
emotionally and socially supportive setting that encourages engagement and addresses the well-being
needs of family carers. First, meeting and working with peers who are experiencing similar challenges
and needs, as well as being supported by a facilitator who is also a family carer, provides emotional
validation and inspiration to group members. Second, programme facilitators have received training
and supervision to develop therapeutic competencies to be used in conjunction with delivery of all
curriculum areas. These skills help ensure that the emotional needs of family carers are recognised and
responded to sensitively and constructively, and that supportive relationships are fostered between
group members.

Presentation of materials and exercises is also designed to support family carer engagement,
identify their particular needs and strengths, and empower them to build on these. Prior to delivery
of each programme, facilitators are required to make localised adaptions to programme materials
(e.g. information provided about current and local financial and service supports). Facilitators are
also trained to respond to the specific needs of individual group members during delivery of each
session (e.g. citing examples and strategies that are aligned with the presenting needs and
circumstances of family carers who are in attendance and their children).
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Family carers are given opportunities to rehearse and develop strategies and skills within sessions, but
are not assigned tasks to complete between sessions. This is based on the assumption that participants
will likely present with a range of different needs and circumstances and are likely to need to develop
family support systems and personal resources as a prerequisite to implementing self-management and
child-focused strategies at home. Implementation outside of the group setting may be possible for
some participants within the time frame of programme delivery, but more typically this is expected to
occur following programme completion.

All family carers are provided with a workbook that accompanies the programme. The workbook
contains additional materials, tools and signposting to relevant resources in relation to each content
area. The workbook is built around a ‘person-centred profile’, detailing the specific support needs for
each family’s child. By completing the workbook throughout the programme, families are empowered
to create a resource based on their knowledge and experience, combined with evidence-based
practices, to inform broader systems of family and child support in the future. The workbook also
allows information and learning from the programme to be shared with other family members who
are unable to attend sessions directly. This is intended to contribute towards engagement with fathers
and other family carers, and the development of a shared and collaborative family approach for
supporting children.

In addition to the programme manual (focused on the delivery of each session and the session content
and materials), the implementation manual includes practical elements that the provider organisation
and facilitators need to deliver the E-PAtS programme. The implementation manual’s content includes
role profiles for facilitators, practical suggestions about location set-up and all additional resources
required to deliver the programme. There is also a training programme and manual for training
facilitators to deliver the programme. The 5 days of training are guided by a manualised curriculum,
comprising 1.5 days of teaching in relation to the evidence base, theory and ways of working that
underpin the E-PAtS programme; 1.5 days of teaching regarding the programme curriculum for the
programme; and 2 days of tutoring practice-based demonstration regarding curriculum delivery, group
process and co-production in the delivery of the programme. Facilitators are required to be able to
demonstrate necessary skills and understanding of the E-PAtS programme during the final training
session prior to implementation, and receive two or three supervision sessions from the trainer
(in addition to any supervision with the host organisation) during their first delivery of the programme.
To date, all training has been provided by Nick Gore and/or Jill Bradshaw, but work is under way with
regard to a ‘train-the-trainers’ programme training.

E-PAtS programme adherence

An initial definition of adherence to the E-PAtS intervention was focused on attending a total of five
out of the eight sessions, but specified a pattern of attendance at the level of an individual family carer
(i.e. one from the first two sessions, three of sessions 3–7 and the final session 8). During the course of
the research, this definition was revised in two main ways: (1) to reflect that adherence was better
described at the level of the family (in keeping with assumptions in the logic model) and (2) to simplify
the definition to count any five sessions attended from the eight as representing adherence. This
revised definition is used in the results and is discussed in Chapter 6.
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Chapter 3 Methods

Design

The study was a two-arm cluster (family carers in families) RCT with 1 : 1 randomisation using randomly
permuted blocks, stratified by study site and choice of either study pathway. Primary participants
selected one of two study pathways if they were randomised to the control arm: (1) pathway A families
were offered the E-PAtS programme subsequent to the 12-month follow-up and (2) pathway B families
were not offered the E-PAtS programme. Participants were recruited, asked to select study pathway A or B,
and then randomised. Intervention participants were offered the E-PAtS programme immediately and all
participants continued to have access to the usual support and advice services provided. The feasibility
of using a range of established outcome measures proposed to test the intervention in a main trial was
assessed. This study was not designed to test effectiveness. The acceptability of proposed outcome
measures will inform the selection of outcome measures for a definitive trial.

Setting

The study was designed to take place in up to four study sites, defined as geographical areas where
service provider organisations offer support services to parents.

Ethics

Ethics approval for this study was given by the University of Warwick Humanities and Social Sciences
Research Ethics Committee on 14 December 2017 (reference number 30/17-18).

Usual practice

The comparator intervention was usual practice, with an optional waiting list for the E-PAtS programme.
Usual practice includes any service (mainstream and specialised) provided to families and their children
with intellectual disability as a part of an Education Health and Care Plan (or equivalent outside England)
or via any other mechanism. Children with intellectual disability and their families could receive a wide
variety of care and support from health, social and education sectors and the third sector, depending on
their needs. Usual practice may vary by function (e.g. parent support, intervention for the child) and/or by
the main recipient (e.g. the parent, the child with intellectual disability, the whole family). Usual practice
may include parenting support or psychological therapy for psychosocial health, but we did not recruit
primary family carers who were already receiving a recognisable parenting programme intervention or a
psychological therapy for mental health problems at the time of baseline assessments (see Exclusion criteria).
Participants were not asked to refrain from attending other interventions or therapies during the
study. Usual practice was recorded through service use data. In addition, a question was included in an
online UK survey of parents of young children with intellectual disability (n = 673), carried out by the
research team at the University of Warwick (Coventry, UK), to record parents’ recent use of early
years and early intervention services. These data enabled us to generally assess families’ level of access
to interventions and describe the difference in content, delivery and value between usual practice and
the E-PAtS programme. Usual-practice data will inform a later definitive trial and other future research.
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Feasibility randomised controlled trial

Site selection
Service provider organisations were selected as sites for the E-PAtS feasibility study if they fulfilled the
following selection criteria:

l The site was prepared to refer a sufficient number of potential participants/families to the
study team.

l The site was prepared to deliver up to two E-PAtS courses at two periods throughout the study:
(1) immediately following randomisation and (2) following data collection 12 months post
randomisation for control participants.

Participant selection
Families were referred to the study team by service provider organisations in their local area following
a flexible multipoint recruitment method, including established referral routes, local and national
charitable support organisations, local authority services, special schools and nurseries, after school/
weekend services for children with special educational needs and disabilities, parent/family support
groups, social media, advertising in the media in local areas and self-referral.

The strategy was aimed to be flexible and collaborative. All potential participants confirmed interest
in participating in the study either directly with the service provider organisation or by returning a
completed reply slip to the study team. Potential participants were contacted by study team researchers
to arrange a short screening/recruitment interview.

Participant screening
A screening interview was conducted either by telephone or face to face with a study team research
assistant (see Eligibility criteria). Study processes, in particular the screening process, were fully
explained and family carers were provided with a participant information sheet and given sufficient
time to consider the information. Written consent or verbal consent was obtained in face-to-face or
telephone screening interviews, respectively. Screening measures were taken to establish eligibility
(see Eligibility criteria), including the Vineland Adaptive Behaviour Scales (VABS)42 and the Brief Family
Distress Scale.43 Scoring of the VABS was conducted following the screening visit by the research
assistant and this was quality checked by an additional trained member of the study team. The family
carer was informed of their eligibility status and, if applicable, a recruitment interview was arranged.

Eligibility criteria
Clusters were family units with at least one young child with intellectual disability. For each cluster,
a main family carer was recruited to the study. Subsequently, a second family carer was recruited to
the study, if applicable.

The identified child with intellectual disability had to meet the following criteria.

Inclusion criteria

l Aged 1.5–5 years (up to the day before the child’s 6th birthday).
l An administrative label of any severity of intellectual disability (learning disability/ learning

difficulties in UK terminology), referring to identification of the child within the education, health or
social care systems as having intellectual disability, or as eligible for receipt of specialist intellectual
disability services, or diagnoses indicating the presence of intellectual disability for younger children
(e.g. ‘global developmental delay’).

l A VABS44 composite score of < 80 (i.e. allowing for measurement error but still indicating significant
developmental delay) at the time of the screening interview.

METHODS
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Exclusion criteria

l The child is placed in a 24-hour residential placement at baseline.
l The child is placed in a foster placement that is due to end before the 12-month post-randomisation

follow-up data collection point.
l The child had current child protection concerns identified.

The family unit and participants/family carers had to meet the following criteria.

Inclusion criteria

l A biological, step, adoptive or foster (if placement was planned to extend to 12 months’ follow-up)
parent or adult family carer, including older siblings, grandparents or other family members who live
in the family home.

l Main family carer was available to attend the E-PAtS intervention.
l Aged ≥ 18 years.
l Sufficient level of English language ability, enabling (verbal) completion of proposed outcome measures.

Exclusion criteria

l Enrolled in a group-delivered or individually delivered parenting programme outside the study at
baseline (main family carer only).

l Enrolled in a programme of personal psychological therapeutic support at baseline (given that the
E-PAtS programme is focused on family carer well-being).

l If any family carer in the family had already participated in an E-PAtS intervention.
l The family was recognised to be in a state of current crisis and unable to cope, indicated by a

score of 9 or 10 on the 10-point Brief Family Distress Scale45 (assessed by primary family carer
report only). Families in a state of crisis presented with needs that could not be addressed in a
proactive programme and required urgent case management. Alternative forms of support were
recommended to families in crisis.

Recruitment and consent
A recruitment interview was conducted either by telephone or face to face with a study team
research assistant. All study processes were explained in detail, including randomisation and burden
for the participant. Written or verbal consent was obtained in face-to-face or telephone interviews,
respectively. In addition, the following data collection forms were completed: a participant’s contacts
form that included multiple methods of contact (i.e. address, telephone, e-mail address) to minimise loss
to follow-up; preferences for follow-up data collection (i.e. face-to-face interview completion, telephone-
based completion or postal questionnaires); preferences for choice of study pathway (participants
randomised to the control group who choose pathway A were invited to attend the E-PAtS programme
at 12 months post randomisation and participants who choose pathway B were invited to an E-PAtS
programme course); and a baseline questionnaire, including baseline demographics and proposed
outcome measures.

Sample size
A target of 64 families (32 families in the usual-practice arm and 32 families in the intervention arm)
were to be recruited to the study. As this was a feasibility study and the purpose was to provide
estimates of key parameters for a future trial rather than to have enough power to detect statistically
significant differences, a formal a priori power calculation was not conducted.46 However, recruiting
64 families was to provide a certain level of precision around a 95% confidence interval (CI). For
example, this precision is ± 9.8% for a consent rate of 80%, if 64 families are recruited.
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Randomisation and masking
The E-PAtS trial is a two-arm, cluster RCT. Clusters were families with a child with intellectual
disability and up to two parents/family carers were recruited per family. Families were randomised
following recruitment and completion of all baseline measures. Families were randomised using
randomly permuted blocks of size four, stratified by study site and choice of study pathway (A or B),
with an equal allocation 1 : 1 to E-PAtS in addition to usual practice or usual practice alone. The study
manager/data manager, neither of whom were involved in recruitment or data collection, conducted
randomisation and informed participants and the service provider organisation of their allocation by
telephone. Research assistants at sites responsible for collecting follow-up data and all remaining study
team members (including the trial statistician) remained blind to participants’ allocation. At follow-up
data collection, participants were asked not to reveal their allocation to the research assistants.
However, if the participant’s allocation was revealed it was noted.

Study primary objectives
The following primary objectives were measured and used to inform the decision to progress to a
definitive trial:

l recruitment rates and effectiveness of recruitment pathways
l study retention rates
l adherence to the E-PAtS programme
l fidelity of E-PAtS programme delivery
l service provider organisation recruitment rates and willingness to participate in feasibility and

definitive trial
l assessment of the barriers and facilitating factors for recruitment, engagement and intervention

delivery from the perspective of all stakeholders
l measurement of usual practice
l acceptability of collecting and analysing routinely collected data within a definitive trial.

The feasibility of using a range of established outcome measures proposed to test the intervention in
a main trial was assessed. This study was not designed to test effectiveness. The acceptability of
individual proposed outcome measures (via completion rates, quality of completion and qualitative
data) informed the selection of outcome measures for a definitive trial. The proposed outcome
measures included those for individual family members, subsystem relationships and overall family
functioning. Proposed outcomes were chosen based on outcome areas prompted by the E-PAtS logic
model; experience in research with families of young children with intellectual disability, including the
total measurement load family carers have been willing to bear; brevity but with good psychometric
properties; and potential comparisons with national data sets (e.g. Millennium Cohort Study47) to provide
context for the meaning of scores obtained. All proposed outcome measures were administered to family
carers. Table 2 shows details and timings of all proposed outcome measures for a definitive trial [Standard
Protocol Items: Recommendations for Interventional Trials (SPIRIT) figure].

Participants completed the VABS at baseline. A report consisting of the standard report generated by
online VABS prefaced by an adapted two-page summary was provided to participants shortly following
baseline completion. The two-page summary was designed by the research team, with PPI input
provided by the advisory group. It consisted of an adapted description of the VABS, the method of
collecting the data, and a description of current and next developmental level and ideas about how the
child might be supported to achieve the next level. It also included information on the technical report,
emphasising that it might be of use for professionals working with the child and noting that the report
compared the child with typically developing children and that there can be many reasons why a child
does not score high on a particular item.

METHODS
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TABLE 2 Participant timeline (SPIRIT figure): schedule of enrolment, interventions and assessments

Time point
Target of
outcome Screening

Study period

Baseline (up to
8 weeks prior to
randomisation)

Randomisation
(up to 5 weeks prior
to intervention)

Follow-up

3 months post
randomisation

3–9 months post
randomisation

12 months post
randomisation

Enrolment

Consent for eligibility F ✗

Eligibility screening F ✗

VABS42 (full) C ✗

Brief Family Distress Scale F ✗

Informed consent F ✗

Contacts data F

Randomisation allocation N/A ✗

Assessments

Demographic data F

WEMWBS48 F ✗ ✗ ✗

HADS49 F ✗ ✗ ✗

EQ-5D-5L50 F ✗ ✗ ✗

Brief COPE51 F ✗ ✗ ✗

CBCL52 C ✗ ✗ ✗

Paediatric Quality of Life Inventory™
version 4.0 generic core scales53

C ✗ ✗ ✗

Relationship Happiness Scale47 F ✗ ✗ ✗

Family APGAR Scale54 F ✗ ✗ ✗

Strengths and Difficulties Questionnaire55 F ✗ ✗ ✗
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TABLE 2 Participant timeline (SPIRIT figure): schedule of enrolment, interventions and assessments (continued )

Time point
Target of
outcome Screening

Study period

Baseline (up to
8 weeks prior to
randomisation)

Randomisation
(up to 5 weeks prior
to intervention)

Follow-up

3 months post
randomisation

3–9 months post
randomisation

12 months post
randomisation

Sibling Relationship Questionnaire (revised)
(where relevant)56

C ✗ ✗ ✗

Family Support Scale57 F ✗ ✗ ✗

FMSS58 F and C ✗ ✗ ✗

Parenting Sense of Competence Scale
(seven items)59

F ✗ ✗ ✗

Positive Gains Scale60 F ✗ ✗ ✗

Disagreement over issues related to child,47

co-parenting44

F ✗ ✗ ✗

CPRS45 F and C ✗ ✗ ✗

Parent activities/involvement index F and C ✗ ✗ ✗

Group Cohesion Scale (eight items)61 F ✗

Client Service Receipt Inventory62 F and C ✗ ✗ ✗

VABS42 (brief) C ✗

Participant views on use of routine collected
data in future trial

F ✗

Process evaluation: participant interviews F ✗

Process evaluation: facilitator interviews N/A ✗

Process evaluation: service provider
organisation interviews

N/A ✗

APGAR, adaptability, partnership, growth, affection and resolve; C, child; CBCL, Child Behaviour Checklist; COPE, Coping Orientation to Problems Experienced; CPRS, Child–Parent
Relationship Scale; EQ-5D-5L, EuroQol-5 Dimensions, five-level version; F, family carer (main or second carer); FMSS, Five Minute Speech Sample; HADS, Hospital Anxiety and
Depression Scale; N/A, not applicable.
Adapted from Coulman et al.41 This is an Open Access article distributed in accordance with the terms of the Creative Commons Attribution (CC BY 4.0) license, which permits others
to distribute, remix, adapt and build upon this work, for commercial use, provided the original work is properly cited. See: https://creativecommons.org/licenses/by/4.0/. The table
includes minor additions and formatting changes to the original.
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Process evaluation
Medical Research Council guidance was used as a framework for the process evaluation to describe
implementation processes, review the intervention logic model through examining intervention
mechanisms, and consider the role of context in shaping intervention implementation and mechanisms.63

The process evaluation employed a mixed-methods approach and focused on the study primary
objectives. Qualitative interviews with facilitators, service provider organisations and family carers
examined implementation processes, intervention mechanisms, the role of contextual factors and
interrogate patterns in the quantitative data, as well as informing assessment of the feasibility of
implementing the E-PAtS programme within a definitive trial.

Fidelity of intervention delivery was assessed by determining the proportion of key messages and
activities that were completed as intended in each session in two ways. The primary measure of fidelity
was completion of the E-PAtS programme observation checklist by a trained observer based on
video-recorded or audio-recorded sessions delivered in the intervention arm. A separate observation
checklist was available for each of the eight E-PAtS programme sessions. Checklists consisted of
between 16 and 38 items (with an average of 29 items) that correspond to key activities, discussions
and learning points that need to occur in a given session. Observers were required to rate whether or
not an item was covered by the facilitator pair. The second measure of fidelity utilised self-completion
checklists that are used as a standard part of the E-PAtS programme implementation by facilitators.
A separate checklist was available for each of the eight sessions and was available for facilitators to
complete after each session. Checklist items cover key activities and discussions (with some, but not
complete, correspondence to the observations checklist) and were rated as either having been covered
or not having been covered by facilitators.

Statistical methods/analysis plan
The study protocol follows SPIRIT guidelines and the analysis and reporting of this RCT is in
accordance with the CONSORT (Consolidated Standards of Reporting Trials) extension for randomised
pilot and feasibility trials guidelines. Significance tests are not reported as the E-PAtS feasibility RCT
was not powered to test hypotheses. The majority of outcome analyses are descriptive in nature.
Continuous data are reported as means and standard deviations (SDs), or medians and interquartile
ranges (IQRs), as appropriate. Categorical data are reported as frequencies and proportions. Feasibility
outcomes were estimated with their associated 95% CIs. The main preliminary analyses of outcome
measures are intention to treat based, accounting for clustering (family carers in families) using
multilevel models. Single-carer families are included as a cluster of size one.

The analysis of the proposed primary outcome for a definitive trial examined mean WEMWBS scores
between arms at 12 months post randomisation, with baseline WEMWBS scores included as a covariate.
The analysis also adjusted for randomisation factors. Remaining potential outcome measures for a
definitive trial were analysed similarly, with appropriate multilevel regression models. Results from all
regression models are reported using point estimates and 95% CIs. Outcomes were also explored in
relation to the definition of adherence to the E-PAtS programme (see Chapter 2 for definition of
completion/adherence) and to consider two additional perspectives on family session attendance as
additional exploratory analyses:

1. the actual number of sessions attended by a family unit (i.e. at least one family member), with any
instances where both family carers attended the same session counting as one and not two

2. the actual number of sessions attended by the main family carer.

Box plots were used to illustrate differences in baseline and 12-month follow-up WEMWBS scores
(i.e. the candidate primary outcome measure for a definitive trial) by adherence and session attendance.
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Exploratory complier-average causal effect (CACE) analyses were conducted for our main adherence
definition and our two measures of session attendance by fitting two-stage least squares instrumental
variables regression models. Models included baseline WEMWBS scores and site as covariates, and
accounted for the correlated nature of participants within families by including cluster robust standard
errors (SEs). The purpose of these analyses was to explore the impact of accounting for adherence and
session attendance on the intervention effect estimates, and to test the robustness of these findings to
different perspectives associated with adherence. Estimates are reported as adjusted mean differences
and associated 95% CIs. For session attendance, model coefficients were multiplied by eight to
estimate the maximum efficacy.

Economic evaluation
The overall objective of the health economic component of the E-PAtS feasibility study was to provide
early evidence on economic aspects of the E-PAtS programme and an assessment of the best possible ways
of expressing the cost-effectiveness of the programme within a larger subsequent trial. This included (1) an
early assessment of the economic costs associated with the programme; (2) an assessment of the broader
resource use and health-related quality outcomes associated with the programme; (3) identification of
appropriate sources of unit costs for potential resource consequences and an assessment of how much
primary costing research will be required for the main study; (4) identification of available routine health
and social data sources that could be used to complement and validate self-reported resource utilisation
data; and (5) an assessment of the best possible way of expressing the cost-effectiveness of the E-PAtS
programme using future preference-based approaches.

Economic costs associated with the E-PAtS programme
A focus of the economic evaluation in a future trial is to estimate the cost of delivering the E-PAtS
programme in community settings, including the costs of employing the programme facilitators and
costs of delivering the group sessions. This information was collected by asking both professional
facilitators and family carer facilitators for the E-PAtS programme to complete detailed weekly activity
logs, outlining the cost of delivering each E-PAtS session [including costs associated with programme
delivery time, indirect administrative activities (e.g. paperwork), planning for groups, telephone calls
and E-PAtS programme supervision activities]. The weekly activity logs also recorded the mode,
distance and time spent on travelling by each facilitator as part of E-PAtS programme-related
activities. The hourly employer costs for the E-PAtS facilitators were obtained from the E-PAtS
programme manager and included salaries, employer on-costs and revenue and capital overheads.
Travel costs per mile were obtained from the website of HM Revenue and Customs of the UK
Government.64 Additional expenditures, such as refreshments, participant travel and child-care costs
associated with the E-PAtS intervention, were valued in accordance with what was recorded in the
weekly activity logs.

This information was collected from E-PAtS professional facilitators and family carer facilitators in two
of the study sites (this information was collected for sites 1 and 3 only). Detailed weekly activity logs
were used, outlining the cost of delivering each E-PAtS session.

Routine data analysis
In response to reviewer comments suggesting linkage to routine data was explored in this feasibility
study, we aimed to do the following: (1) map out the relevant data providers, data sets available
and associated timescales that could be linked to a future trial population, (2) explore participant
acceptance of linking to these data sources, (3) explore the possibility of routine data access for a
definitive trail and (4) describe the logistics of linking, transferring and storing data. The decision was
made to not consent participants to linkage of data as part of this feasibility study, but to explore the
acceptability of consent with current participants at 12 months. It was not intended for the data to be
reported as part of the feasibility study outcomes and so data applications were not submitted.

METHODS
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Qualitative methods/analysis plan
Thematic analysis was used to analyse each group of interviews (with providers, facilitators and family
carers) separately and independently, followed by qualitative synthesis across all interviews to provide
an overarching synthesis of family carers’ experiences and perceptions related to the study objectives.65

A triangulation exercise was conducted, combining qualitative and quantitative data analysis results.

A full statistical and health economics analysis plan and a qualitative analysis plan were written by the
statistician, health economist and qualitative researcher, and approved by the Study Management
Group (SMG) and Study Steering Committee (SSC) prior to analysis taking place.

Retention strategy
A number of strategies were used to encourage participant retention:

l At baseline, participants selected their preferred follow-up method for the 3- and 12-month
follow-ups (i.e. post, telephone or face to face). Throughout the study, participants could change
their follow-up method at any point by informing the study team.

l Participant incentives (£10 for each main family carer and £15 for each second family carer) were
sent to participants prior to follow-up data collection.

l A systematic procedure was used to contact participants for each follow-up, ensuring that a
minimum of three telephone contacts, plus additional contacts by e-mail or additional telephone
numbers provided, were attempted for each participant.

l For non-responding participants, a minimum data set [consisting of three prioritised outcome
measures of WEMWBS, EuroQol-5 Dimensions, five-level version (EQ-5D-5L) and the Parenting
Sense of Competence Scale, aligning with the intervention logic model and taking into consideration
participant burden] was offered to reduce participant burden and maximise follow-up rates.

Changes to the protocol
There was one amendment of note to the original protocol of the study. The exclusion criteria were
updated to state that families would be excluded if they scored 9 or 10 (in crisis and unable to cope)
on the 10-point Brief Family Distress Scale. The original exclusion criterion stated that the family were
recognised to be in a state of current crisis with a score of ≥ 8. This change followed a SMG meeting
where the team considered that families in crisis but able to cope could benefit from attending the
E-PAtS groups and should therefore be included in the study. Any family considered at risk at any point
in the study would be signposted to appropriate support services.
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Chapter 4 Public and participant
involvement

Public and participant involvement during this project focused on two main processes. First, a family
carer was an independent member of the SSC appointed by the funder. Payment was offered to

the family carer SSC member in addition to covering their expenses.

The second PPI process focused on a family carer advisory group that was managed by the PPI partner
grant applicant organisation through the CBF. There were nine family carers in total recruited to the
advisory group. They were recruited using a mixture of targeted recruitment (i.e. inviting family carers
who had already been trained as E-PAtS facilitators, who would have insight into and experience of
the intervention) and an open invitation for expressions of interest to the CBF network of families
that were unlikely to have experience of the E-PAtS programme but who had relevant life experience
(as they had children who might have benefited if the E-PAtS programme had been around when
they were younger). Five members of the advisory group (four from Northern Ireland and one from
England) were also E-PAtS facilitators, although they were not involved with E-PAtS delivery for this
research. Four members of the group (from across England) were family carers with no experience of
the E-PAtS programme. Two family carers were fathers and seven were mothers.

Once they had expressed an interest in joining the advisory group, family carers were contacted to
arrange an initial telephone call or discussion in person by either the project manager from CBF or the
family support manager from the Mencap in Northern Ireland (Belfast, UK). For those with no previous
experience of the E-PAtS programme, the initial discussion involved:

l an overview of the E-PAtS intervention
l an overview of the feasibility study
l a summary of the commitment involved in joining the advisory group
l practical arrangements for the meetings.

For those who had been E-PAtS facilitators and were familiar with the intervention, the initial
discussion covered the latter two areas. Family carers were invited to ask questions and share any
particular interests they had relevant to the study. Telephone calls were followed up with a written
summary of the information prepared by CBF, and carers were offered a subsequent telephone call if
they wanted to discuss anything further once they had read the documents. Two family carers took up
this offer of a subsequent telephone call. One group member had to step down from the group during
the study (because of other demands) and two new members were recruited part-way through the
project. Family carers were paid £50 in vouchers for each advisory group meeting, with additional
payment for work on e-mail consultations between meetings.

Advisory group meetings were chaired by the PPI co-ordinator and attended by the lead researchers
so that they could hear views of family carers and discuss with them directly. Meetings were on two
sites – at the CBF offices (Chatham, UK) and the Mencap Children’s Centre (Belfast, UK) – and linked
by Skype™ (Microsoft Corporation, Redmond, WA, USA). Family carers unable to attend either site in
person were also able to attend using Skype. At the first meeting, carers were asked if the meeting
arrangements worked for them. They were also asked if one of them would like to chair the meetings
in future. All were happy with the original set-up and preferred to focus on the content rather than
chairing the meeting.
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The first meeting was on 7 February 2018 and covered:

l a presentation from the study chief investigators explaining the study (which was also intended to
be used in recruitment events for participants)

l the terms of reference for the group to be discussed, edited and agreed
l input to the online UK survey that was being carried out to inform an understanding of

usual practice
l the measures proposed to gather service receipt data.

The second meeting planned for May 2019 had to be postponed as material was not ready for
discussion by the advisory group in time and some consultation was carried out electronically instead.
The second meeting was on 19 September 2019 and focused on the initial findings from the process
evaluation. The third and final planned meeting took place using Zoom (Zoom Video Communications,
San Jose, CA, USA), due to the COVID-19 pandemic, in June 2020 to discuss materials intended to
disseminate study findings to participants and facilitators. We also sought family carers’ views on
priorities for dissemination and influencing policy/practice.

Advisory group members were asked to comment on a number of study documents by e-mail.
Between two and four family carers responded to each of these requests, with often in-depth
comments and suggestions. CBF staff members also commented on these study documents. All were
offered the chance to discuss on the telephone with CBF if they wished. Requests for comments on
study documents included:

l comments on recruitment materials (January 2018)
l comments on the wording of the VABS report (June 2018)
l comments on sections of the questionnaire (September 2018)
l comments on topic guides for interviews and the routine data questionnaire (January 2019)
l comments on the 12-month follow-up questionnaire (May 2019)
l feedback on the lay summary for the current report (June 2020).

When the May 2019 meeting was postponed, CBF staff requested that Nick Gore record a video,
edited and shared by CBF, to update the advisory group members on study progress. Family carer
advisors were invited to direct any questions to Nick Gore or to the CBF.

The PPI co-ordinator was a member of the SMG as a full participant and so was also to identify areas
where family carer advisory group input may be helpful. Several of the e-mail consultations were
agreed as a result of this involvement. The advisory group was a standing item on the SMG agenda
and the involvement of the PPI co-ordinator was pivotal to ensuring that PPI was discussed at every
meeting, both in terms of how to meaningfully engage the group and how to respond to the feedback
from the advisory group. Feedback was also provided to the advisory group about recommendations
that they had made and actions taken by the research team (or an explanation as to why a particular
piece of advice was not actioned).

Key suggestions and feedback from the advisory group that directly affected the research included
the following:

l recommendations on how to explain the role of the study more effectively as part of the
recruitment presentation (a new slide was added as a result)

l changes to the structure, content and wording of the report on the VABS for parents
l informing content for the online UK survey to assess usual practice and, in particular, the content

and presentation of the service receipt questionnaire
l informing content of interview topic guides, particularly about how to approach difficult topics

with carers

PUBLIC AND PARTICIPANT INVOLVEMENT
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l clarity and suitability of terminology used in the study (e.g. main and second carer to be used)
l identification of future research/development questions, such as whether a school-age version of the

E-PAtS programme could be developed and how older siblings might be involved in E-PAtS groups
l informing content for routine data questionnaire.

Routine data questionnaire at the 12-month follow-up

A questionnaire was developed with input from our PPI co-ordinator and the family carer advisory
group, and this was one of the most detailed aspects of PPI involvement and advice. The questions
aimed to explore the acceptability of linkage to different routine data sources, as well as linkage
of their own data compared with their child’s data. An explanatory section at the start of the
questionnaire introduced the concept of routine data followed by a number of questions.

Routine data questionnaire development

The questions and explanation for this questionnaire were redrafted twice. First, following feedback
from our PPI co-ordinator to make the explanation clearer at the start of the questionnaire and
second, following feedback from the advisory group. Feedback was collated from two members of the
advisory group and some of the suggestions are shown below. All feedback was used to finalise the
questionnaire and the SMG signed off the final version:

Don’t forget, a proportion of people filling out these questionnaires will have a learning disability
themselves. Some may struggle with longer words/explanations. In addition to this, parents of children
with disabilities usually hate paperwork as we are often inundated with it. The less parents feel they have
to fill out, the more amenable they will be.

I think it’s also vital that whoever is presenting this information to the participants is well informed and
explains it both in a non-threatening manner and consistently across the participants. Many parents will
listen to what they’re being told as opposed to fully digesting the written information.

I think people may have some concern about why their information is needed – for example if someone
has had mental health difficulties in the past they may be worried sharing this information could lead to
involvement with social services – I know that you say the info is securely held and only used for the
specific research project, but I wonder if this needs to be explained further to reassure people that this
would not happen?

I particularly like the part about numbers and codes. I think this will reassure people. I also thought
the part about having to prove the data is kept secure and not to be used for other purposes would
reassure people.

Question 3 – this question may start to scare people off. Social services use the term ‘children’s services’
or ‘children’s social care’ for that reason. There’s a taboo around this area for sure. People don’t like to
admit that their child is a CIN [Child in Need]. This is compounded by the fact that children who are
under a CPO [Child Protection Order] or who are ‘at risk’ are also under the same umbrella term. Think
about using another term or phrase here. Let’s be honest, if your child is a ‘looked after child’ or under
CP [Child Protection], you’re hardly going to freely offer access to this information.

Much of the feedback was relevant to this specific patient population, which will be particularly useful
for the development of the definitive trial participant information in relation to routine data.
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Chapter 5 Results

Both quantitative and qualitative results are discussed in the context of the progression criteria and
have been mapped on to the objectives of the study, as detailed in the study protocol. The results

are reported in six main sections (Table 3).

TABLE 3 Results and study objectives

Objective Results discussed

1. Site and participant characteristics

l Site/service provider organisations characteristics
l Participant characteristics
l Qualitative interview sample

2. The RCT

The feasibility of recruiting eligible participants
to the study and the most effective recruitment
pathways to identify families of young children
with intellectual disability

l Method of family recruitment
l Feasibility and acceptability of recruitment strategies

Recruitment rates and retention through 3-month
and 12-month post-randomisation follow-up data
collection

l Recruitment rates and participant retention
l Recruitment of families
l Participants’ barriers to and facilitators of taking part in

the study
l Participant retention at 3 months
l Barriers specific to 3-month follow-up data collection
l Participant retention at 12 months
l Barriers to all follow-up data collection

The acceptability of study processes, including
randomisation, to service provider organisations,
facilitators and family carers through qualitative
interviews

l Acceptability of participant recruitment
l Acceptability of randomisation and the randomisation process
l Acceptability of method of data collection
l Acceptability of study pathway options
l Acceptability of study questionnaires
l Impact of study questionnaires
l Impact of VABS report

3. Piloted outcome measures proposed to test the effectiveness of the intervention in a main trial

The feasibility and acceptability of the proposed
outcome measures as methods to measure the
effectiveness of the intervention and to conduct
an embedded health economic evaluation within a
definitive RCT

l Data completeness of proposed outcome measures
l Analysis of proposed outcome measures
l Multilevel regression analysis comparing intervention with

control group, adjusting for baseline score and site
l Acceptability of proposed outcome measures

4. Feasibility testing of the intervention

The feasibility of recruiting suitable service
provider organisations and facilitators to deliver
the E-PAtS intervention

l Recruitment of service provider organisations
l Facilitators selected to deliver intervention
l Acceptability of facilitator training

Adherence to the intervention, reach and fidelity
of implementation of the E-PAtS intervention
through attendance records, evaluation of session
recordings and participant/facilitator qualitative
interviews

l Intervention adherence
l WEMWBS scores at baseline and at 12 months by adherence

and attendance
l Relationship between adherence, attendance and availability

of proposed outcome data
l Exploratory CACE analyses
l Barriers to and facilitators of E-PAtS programme attendance
l Fidelity: evaluation of session recordings
l Fidelity to curriculum components
l Factors affecting implementation fidelity

continued
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Site and participant characteristics

Site/service provider organisations characteristics
Three sites were involved in the study to support recruitment of participants and deliver the E-PAtS
intervention. Two sites were part of one service provider organisation, Mencap Northern Ireland, and
one site was part of a second service provider organisation, an independent local Mencap group in
England. The service provider organisations are third-sector organisations that support people with
intellectual disabilities in an area of London and in Northern Ireland. Prior working relationships
existed with two of the sites (Belfast and Derry) that supported recruitment to the study. The other
site (Barnet) was recruited specifically for this study, with support from the Royal Mencap Society
(London, UK). Two sites were characterised by urban contexts and one site was characterised by a
mixture of urban and more rural contexts.

Belfast
Mencap Northern Ireland’s family support service has been running for 3.5 years. The focus of the
work is to support families with children aged 0–7 years with intellectual disability, developmental
delay and/or autism. The majority of the work with families takes place at the Mencap Children’s
Centre in Belfast, where families can access a variety of supports. Prior to the current study, the
E-PAtS programme had been delivered in Belfast on six occasions. A family support manager employed
by Mencap Northern Ireland was available to support intervention implementation and research.

TABLE 3 Results and study objectives (continued )

Objective Results discussed

The acceptability of intervention delivery to
service provider organisations, facilitators and
family carers through qualitative interviews

l Intervention receipt
l Perceived aims of the E-PAtS programme
l Key mechanisms through which E-PAtS works
l Perceived impacts of the E-PAtS programme

5. Usual practice

Usual practice in this setting and use of services/
support by intervention and control participants

l A usual-practice survey of parents of young children with
intellectual disability

l Participant perceptions of usual practice

6. Feasibility/recommendations for a future trial

Service provider organisation willingness to
participate in a definitive trial

l Service provider organisation survey results
l Suggested improvements to the E-PAtS programme

The feasibility of conducting an embedded health
economic analysis in a definitive trial

l Cost estimation for delivery of the E-PAtS programme
l Broader resource consequences associated with the

E-PAtS programme
l Analyses of broader resource consequences
l Sources of unit costs for broader resource consequences
l Analysis of health-related quality-of-life outcomes
l Expression of cost-effectiveness of the E-PAtS programme

Acceptability of collecting and analysing routinely
collected data within a definitive RCT

l Potential data providers and their data sets
l Timelines for accessing data
l ‘Where access is of no additional cost an application will

be made’
l Logistics of linking, transferring and storing routine data
l Acceptability of routine data collection (quantitative)
l Acceptability of routine data collection (qualitative)

Progression criteria

RESULTS
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Barnet
Barnet Mencap (London, UK) provides a range of services and runs campaigns alongside people with
intellectual disability, and people with autism and their families to secure good services and support in
the borough. This includes provision of parenting programmes to families of children with intellectual
disability. Barnet Mencap took part in piloting an early version of the E-PAtS programme, but had not
otherwise delivered the programme (in its current form) prior to taking part in the study. A small degree
of managerial support was available to support intervention implementation and research activities.

Derry
Family support services by Mencap Northern Ireland are also provided in Derry, largely with a
community-based focus (and without a specific centre, as there is in Belfast). A family support worker
operates within a wide range of local community, voluntary and statutory organisations to build links
with relevant families. Prior to the current study, the E-PAtS programme had been delivered in Derry
on one occasion. Support for the intervention implementation and research activities was available
through the same manager employed by Mencap Northern Ireland, as in Belfast, and a manager
based at Derry.

Participant characteristics
In total, 95 participants were recruited to the E-PAtS study. Table 4 details the characteristics of the
study participants, which were broadly balanced between the control and intervention arms. The
majority of participants were biological mothers (n = 65, 68%). Biological mothers accounted for 88%
of main carers (n = 65). Of the 21 second carers, 86% were biological fathers (n = 18). Only four
participants reported that their child with intellectual disability lived with them on a part-time basis.
Overall, around three-quarters of participants classified themselves as being either white British or
white Irish (n = 50). Twenty-three participants (41%) were educated to degree level or above. This
compares with 27% of the UK population, according to the 2011 census. Overall, 45% of participants
reported being employed or self-employed (n = 43), with 46% of main carers looking after the home
and family (n = 34). Twelve participants (13%) were finding things difficult financially, with a further

TABLE 4 Participant characteristics by trial arm and family carer status

Characteristic

Main family carer Second family carer

Control
(N= 37),
n (%)

Intervention
(N= 37),
n (%)

Control
(N= 10),
n (%)

Intervention
(N= 11),
n (%)

Relationship to child

Biological mother 30 (81) 35 (95) 0 (0) 0 (0)

Biological father 4 (11) 0 (0) 9 (90) 9 (82)

Adoptive mother 1 (3) 0 (0) 0 (0) 0 (0)

Adoptive father 0 (0) 0 (0) 1 (10) 0 (0)

Foster mother 0 (0) 2 (5) 0 (0) 0 (0)

Grandmother 0 (0) 0 (0) 0 (0) 2 (18)

Missing 2 (5) 0 (0) 0 (0) 0 (0)

Living arrangements

Child lives with family full time 35 (95) 34 (92) 10 (100) 7 (64)

Child lives with family part time 0 (0) 1 (3) 0 (0) 3 (27)

Missing 2 (5) 2 (5) 0 (0) 1 (9)
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TABLE 4 Participant characteristics by trial arm and family carer status (continued )

Characteristic

Main family carer Second family carer

Control
(N= 37),
n (%)

Intervention
(N= 37),
n (%)

Control
(N= 10),
n (%)

Intervention
(N= 11),
n (%)

Ethnicity

Black/African/black British: African 2 (5) 4 (11) 0 (0) 1 (9)

Black/African/black British: Caribbean 0 (0) 2 (5) 0 (0) 0 (0)

Black: other 1 (3) 0 (0) 0 (0) 0 (0)

Mixed: other 0 (0) 1 (3) 0 (0) 0 (0)

Ethnic: other 1 (3) 0 (0) 0 (0) 0 (0)

White: English/Welsh/Scottish/
Northern Irish/British

20 (54) 17 (46) 7 (70) 6 (55)

White: Irish 6 (16) 8 (22) 2 (20) 4 (36)

White: other 4 (11) 1 (3) 1 (10) 0 (0)

Any other ethnic background 1 (3) 1 (3) 0 (0) 0 (0)

Prefer not to say 0 (0) 1 (3) 0 (0) 0 (0)

Missing 2 (5) 2 (5) 0 (0) 0 (0)

Qualifications

No qualifications 2 (5) 0 (0) 0 (0) 1 (9)

Some GCSEs passes or equivalent 5 (14) 5 (14) 2 (20) 3 (27)

Five or more GCSEs at A*–C or equivalent 3 (8) 4 (11) 1 (10) 1 (9)

Five A/AS Levels or equivalent 0 (0) 2 (5) 0 (0) 0 (0)

Higher education but below degree level 10 (27) 7 (19) 2 (20) 2 (18)

Degree (e.g. BA, BSc, MA) 14 (38) 17 (46) 5 (50) 3 (27)

Do not know 1 (3) 0 (0) 0 (0) 0 (0)

Missing 2 (5) 2 (5) 0 (0) 1 (9)

Employment

In a job and currently working for an
employer

9 (24) 14 (38) 8 (80) 5 (45)

On maternity/paternity/parental leave 1 (3) 0 (0) 0 (0) 0 (0)

Self-employed 1 (3) 2 (5) 1 (10) 3 (27)

Full-time student 1 (3) 0 (0) 0 (0) 0 (0)

Doing voluntary work 0 (0) 0 (0) 1 (10) 0 (0)

Looking after home and family 17 (46) 17 (46) 0 (0) 1 (9)

Unemployed 3 (8) 0 (0) 0 (0) 0 (0)

Do something else 3 (8) 2 (5) 0 (0) 1 (9)

Missing 2 (5) 2 (5) 0 (0) 1 (9)

Financial situation: total weekly household income

≤ £200 2 (5) 5 (14) 0 (0) 2 (18)

Between £201 and £300 7 (19) 4 (11) 1 (10) 0 (0)

Between £301 and £400 8 (22) 6 (16) 2 (20) 1 (9)
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TABLE 4 Participant characteristics by trial arm and family carer status (continued )

Characteristic

Main family carer Second family carer

Control
(N= 37),
n (%)

Intervention
(N= 37),
n (%)

Control
(N= 10),
n (%)

Intervention
(N= 11),
n (%)

Between £401 and £500 6 (16) 3 (8) 1 (10) 1 (9)

Between £501 and £600 4 (11) 6 (16) 1 (10) 2 (18)

Between £601 and £700 3 (8) 4 (11) 3 (30) 1 (9)

Between £701 and £800 1 (3) 2 (5) 1 (10) 1 (9)

Between £801 and £900 1 (3) 2 (5) 0 (0) 2 (18)

Between £901 and £1000 0 (0) 0 (0) 0 (0) 0 (0)

> £1000 3 (8) 2 (5) 1 (10) 1 (9)

Missing 2 (5) 3 (8) 0 (0) 0 (0)

Financial situation: how are you managing financially?

Living comfortably 2 (5) 5 (14) 0 (0) 4 (36)

Doing all right 16 (43) 14 (38) 5 (50) 5 (45)

Just about getting by 13 (35) 8 (22) 3 (30) 0 (0)

Finding it quite difficult 3 (8) 2 (5) 1 (10) 1 (9)

Finding it very difficult 1 (3) 3 (8) 1 (10) 0 (0)

Missing 2 (5) 5 (14) 0 (0) 1 (9)

Financial situation: could you raise £2000 in a week for an emergency?

I could easily raise the money 3 (8) 7 (19) 0 (0) 4 (36)

I could, but it would involve some sacrifices 9 (24) 4 (11) 5 (50) 2 (18)

I would have to do something drastic 7 (19) 5 (14) 1 (10) 1 (9)

I do not think I could raise the money 14 (38) 17 (46) 4 (40) 4 (36)

Missing 4 (11) 4 (11) 0 (0) 0 (0)

Health

Very good 14 (38) 14 (38) 2 (20) 6 (55)

Good 13 (35) 16 (43) 6 (60) 1 (9)

Fair 7 (19) 5 (14) 2 (20) 2 (18)

Bad 0 (0) 0 (0) 0 (0) 0 (0)

Very bad 1 (3) 0 (0) 0 (0) 1 (9)

Missing 2 (5) 2 (5) 0 (0) 1 (9)

Longstanding illness, disability or infirmity

No 28 (76) 27 (73) 7 (70) 8 (72)

Yes 7 (19) 8 (22) 3 (30) 3 (27)

Missing 2 (5) 2 (5) 0 (0) 0 (0)

A Level, Advanced Level; AS Level, Advanced Subsidiary Level; BA, Bachelor of Arts; BSc, Bachelor of Science;
GCSE, General Certificate of Secondary Education; MA, Master of Arts.
Adapted from Coulman et al.41 This is an Open Access article distributed in accordance with the terms of the Creative
Commons Attribution (CC BY 4.0) license, which permits others to distribute, remix, adapt and build upon this work,
for commercial use, provided the original work is properly cited. See: https://creativecommons.org/licenses/by/4.0/.
The table includes minor additions and formatting changes to the original.
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25% ‘just about getting by’ (n = 24). There were some slight differences between arms in the financial
question categories. For example, 11 intervention participants said that they could raise £2000 in a
week for an emergency ‘easily’ and nine reported that they were ‘living comfortably’. This compares
with three and two participants in the control group, respectively. By combining categories to avoid
smaller numbers, however, 36% of both intervention and control participants said they could raise
£2000 in a week (n = 34). The majority of participants considered themselves as being in ‘good’ or
‘very good’ health (n = 72, 76%).

As can be seen from Table 5, a higher proportion of the children with intellectual disability were boys
(as reported by the main family carer). Of those children attending a school or nursery, 60% were in a

TABLE 5 Baseline characteristics: child-level variables

Characteristic

Reported by main family carer, n (%)

Control (N= 37) Intervention (N= 37)

Gender of child

Male 23 (62) 27 (73)

Female 12 (32) 10 (27)

Missing 2 (5) 0 (0)

School/nursery attendance

Not in school/nursery 10 (27) 14 (38)

Mainstream preschool/nursery 9 (24) 5 (14)

SRB in mainstream preschool/nursery 4 (11) 3 (8)

Mainstream school 1 (3) 3 (8)

Special school 2 (5) 1 (3)

Special preschool/nursery 8 (22) 9 (24)

Missing 3 (8) 2 (5)

Visual impairment

No 26 (70) 26 (70)

Yes 9 (24) 8 (22)

Missing 2 (5) 3 (8)

Hearing impairment

No 29 (78) 30 (81)

Yes 6 (16) 4 (11)

Missing 2 (5) 3 (8)

Physical health problems

No 19 (51) 20 (54)

Yes 16 (43) 13 (35)

Missing 2 (5) 4 (11)

Sibling aged 4–16 years

No 10 (27) 14 (38)

Yes 25 (68) 22 (59)

Missing 2 (5) 1 (3)

SRB, specialist resource base.
Reproduced with permission from Coulman et al.41 This is an Open Access article distributed in accordance with the
terms of the Creative Commons Attribution (CC BY 4.0) license, which permits others to distribute, remix, adapt and
build upon this work, for commercial use, provided the original work is properly cited. See: https://creativecommons.org/
licenses/by/4.0/. The table includes minor additions and formatting changes to the original.
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specialist provision setting (n = 27). Of those who provided answers to the questions (n = 5 were
missing), one-quarter reported that their child had a visual impairment (n = 17) and 14% reported that
their child had a hearing impairment (n = 10). Around half of participants reported that their child had
no physical health problems (n = 39). Sixty per cent of the children with intellectual disability had a
sibling aged between 4 and 16 years (n = 47). The characteristics of the children were reasonably
balanced between the two trial arms. For further information on participant and child characteristics
see Appendices 2 and 3.

Qualitative interview sample
Qualitative interviews were performed with participants, facilitators and service provider organisation
staff. For participants, interviews were purposively sampled based on site, randomisation allocation,
family carer status (main vs. second family carers) and intervention attendance levels (Table 6).
All Facilitators and service provider organisations were invited to interview (Table 7).

TABLE 6 Numbers of qualitative interviews completed with family carers

Protocol category

Interviews completed (n)

Site 1 Site 2 Site 3 Total

A: up to 10 main family carers from families receiving the E-PAtS intervention 5 5 2 12

B: up to 10 second family carers from families receiving the E-PAtS intervention

1: second family carers who took part in the E-PAtS programme themselves 2 0 0 2

2: second family carers who did not attend group sessions, but the main family
carer did

1 0 0 1

C: up to 10 family carers randomised to the intervention arm, but who
either did not attend the intervention or dropped out after one or
two sessions

1 1 1 3

D: up to 10 family carers randomised to the usual-practice arm of the
feasibility trial

1: main family carers in control group who took part in the study 4 6 0 10

2: second family carers in control group who took part in the study 1 1 0 2

3: second family carers in control group who did not take part in the study 0 0 0 0

TABLE 7 Number of qualitative interviews completed with facilitators and service providers

Site

Interviews completed (n)

Facilitator Service providers

Site 1 3 1

Site 2 4 1

Site 3 1 Same as site 1

Total 8 2
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The randomised controlled trial

Objective: the feasibility of recruiting eligible participants to the study and the most
effective recruitment pathways to identify families of young children with
intellectual disability
The feasibility of recruiting eligible participants to the E-PAtS study was assessed by reporting the
most effective method of identifying potentially eligible families (quantitatively and qualitatively) and
the acceptability of recruitment strategies (qualitatively).

Method of family recruitment
Participants were referred to the study team either directly or indirectly by service provider
organisations (Mencap Northern Ireland and Barnet Mencap, referred to hereafter as Mencap) that
were instructed to use a multipoint recruitment strategy, including established referral routes, local
and national charitable support organisations, local authority services, special schools and nurseries,
after school/weekend services for children with special educational needs and disabilities, parent/
family support groups, social media, advertising in the media in local areas and self-referral (Table 8).

The majority (92.7%) of families were referred directly by Mencap, either through referrals or parent
sessions arranged by Mencap. In sites 2 and 3, the majority of families were referred directly through
referrals. In site 1, however, the parent sessions were a successful referral route. Only 7.3% of families
were referred indirectly through advertising, word of mouth, etc. Most participants were described
in qualitative interviews as being recruited through Mencap, either directly or at a parent session.
Some participants stated that they were recruited by social media or word of mouth:

So I first heard about it from Mencap because they support us and so I was told about it and I was told
about the information.

We were at a Mencap support group, kind of meeting and they mentioned it and they just thought that
we would be good for it.

I think it was on the Mencap Facebook [Facebook, Inc., Menlo Park, CA, USA] page they had advertised it
and then a few parents then had said ‘we are going to it’. So it was through word of mouth then that I
sort of registered interest and came along.

Mencap was asked to complete logs for all potentially eligible families approached. However, these
were not completed because of the time pressures during the recruitment period. Therefore, reporting
of the number of families directly approached by Mencap or the proportion of approached families
that were subsequently referred to the study team either directly or indirectly cannot be reported,
and this is a limitation of this feasibility study.

TABLE 8 Methods of family referral to the E-PAtS study team by site

Site

Method of referral, n of families (%)

Indirect referral (advertising,
word of mouth, etc.) Directly by Mencap

Directly from Mencap-arranged
parent sessions

Site 1 8 (12.7) 32 (50.8) 23 (36.5)

Site 2a 3 (4.4) 65 (95.6) 0 (0)

Site 3 0 (0) 17 (89.5) 2 (10.5)

Total 11 (7.3) 114 (76.0) 25 (16.7)

a Families may have been referred twice (across two distinct recruitment phases).
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Feasibility and acceptability of recruitment strategies
In qualitative interviews, both family carers and programme delivery staff highlighted two key
recruitment pathways: (1) personal contact with a practitioner (most often a member of Mencap staff)
or (2) through parents finding out about the programme from Mencap social media sites (e.g. Facebook).
One practitioner (facilitator, site 1) suggested that recruitment needed to be done by charities embedded
within the local community, but it would be important to identify and involve various groups and not just
rely on one organisation, as there is a risk that recruitment might reach only those already attending
support groups.

Facilitators did not identify significant challenges with recruiting family carers and the main methods
described above appeared to be feasible to implement. Facilitators reported that randomisation (and
therefore possible allocation to the control group) was seen as a barrier to participation when explaining
the study to family carers, but not to the extent that it appeared to undermine the feasibility or acceptability
of a full RCT.

Objective: recruitment rates and retention through 3- and 12-month post-randomisation
follow-up data collection
The feasibility of recruiting and retaining participants at 3 and 12 months’ follow-up was assessed by
reporting recruitment and follow-up rates (quantitative) and barriers to follow-up data collection
(qualitative).

Recruitment rates and participant retention
Recruitment rates and retention at 3 and 12 months post-randomisation are reported quantitatively.
Reflections from the study team, in addition to barriers to and facilitators of recruitment and retention,
as detailed in qualitative interviews, are also described (Figure 1).

Recruitment of families
The study recruitment target was defined as recruitment of 64 families/clusters by two to four service
provider organisations that deliver one or two intervention group sessions each. Initially, two service
provider organisations (sites 1 and 2) were recruited to recruit 32 clusters/families and deliver two
intervention group sessions each. The recruitment period was scheduled for the summer term of 2018,
immediately prior to the intervention start dates, which, in turn, were timed to coincide with school
term dates to maximise attendance at group sessions. However, because of unforeseen variations in
school holiday dates in site 1, the recruitment period at site 1 was shortened to complete recruitment
and deliver the intervention prior to the start of school summer holidays. To accomplish this, staff
resource was reallocated between sites and recruitment periods were condensed. Despite this, recruitment
targets were exceeded in site 1, with 38 clusters recruited in 6 weeks (26 March 2018–1 May 2018).
However, recruitment targets were not met in site 2, with 15 clusters recruited in 5 weeks (18 April
2018–18 May 2018). Despite 41 referrals of interested families in site 2, 22.0% of these families were
not recruited because they were unable to attend sessions. This was much higher than in site 1 (6.3%).
Organisation of the intervention sessions differed in each site, which may have had an impact on
recruitment rates. Although site 1 scheduled group sessions around the availability of recruited
participants, there was limited flexibility in the timings of the intervention sessions in site 2 because
of venue restrictions.

A second recruitment period in the summer of 2018 was approved by the SSC to meet the initial
study recruitment target. Recruitment was paused in site 1, as it was considered that the potential
study population could have been exhausted during the initial recruitment period. However,
recruitment continued in site 2 to deliver to one intervention group and to assess recruitment
feasibility. Amendments to the organisation of the intervention group sessions were introduced,
including increased flexibility in the times/days of the intervention sessions, to improve participant
availability. A third site (site 3) was recruited to deliver to one intervention group to further
demonstrate recruitment feasibility.
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Families referred directly
(advertising etc.)

(n = 11)

Families referred by
MENCAP
(n = 114)

Families referred from
parent session

(n = 25)

Families contacted
(n = 150)a

Did not take part
(n = 62)

• Ineligible, n = 26

Follow-up at 3 months

Follow-up at 12 months 

Families lost to follow-up
(n = 4; participants, n = 6)

Clusters withdrawn
(n = 0)

Families randomised
(n = 74)

Participants randomised
(n = 95; baseline data missing, n = 2)

Intervention families
(n = 37) 

Participants
(n = 48)

Families lost to follow-up
(n = 6; participants, n = 9)

Families withdrawn
(n = 0; 0%)

Families lost to follow-up
(n = 6; participants, n = 8)

Families withdrawn
(n = 2; 5%; participants, n = 3)

Families completed follow-up
(n = 28; 82%)

Participants completed follow-up
(n = 34; 71%)

Families lost to follow-up
(n = 3; participants, n = 5)

Clusters withdrawn
(n = 0)

Families received intervention
(n = 28; 76%)

Families analysed for primary outcome
(n = 28; 76%)

Families screened for eligibility
(n = 88)

Families recruited (main carer)
(n = 79)

Participants recruited
(n = 95)

Participants’ baseline data collected
(n = 93; baseline data missing, n = 2)

Families analysed for primary outcome
(n = 23; 62%)

Analysis

Families withdrawn
(n = 5)

Families excluded
(n = 9)

• Ineligible, n = 3

Control families
(n = 37) 

Participants
(n = 47)

Families completed follow-up
(n = 29; 78%)

Participants completed follow-up
(n = 36; 77%)

Families completed follow-up
(n = 25; 68%)

Participants completed follow-up
(n = 30; 64%)

Families completed follow-up
(n = 31; 84%)

Participants completed follow-up
(n = 39; 81%)

FIGURE 1 The E-PAtS CONSORT flow diagram. a, A total of 150 families were contacted in the study. One of the sites
recruited families in two rounds and some of the families (n = 16) referred from this site were referred for both the first
and second round (if they were not recruited on the first round). Reproduced with permission from Coulman et al.41
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license, which permits others to distribute, remix, adapt and build upon this work, for commercial use, provided the
original work is properly cited. See: https://creativecommons.org/licenses/by/4.0/. The figure includes minor additions
and formatting changes to the original.
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In site 2, 16 families that were interested in taking part but who were not recruited in phase 1 were
recontacted and 11 new families/clusters were referred to the study team (one indirectly and 10
directly by Mencap). Although the recruitment target was set at approximately 16 families, only seven
families were recruited to the study in 11 weeks (15 June 2018–29 August 2018). In site 3, 14 families
were recruited in 5 weeks (11 July 2018–13 August 2018) and recruitment was stopped because the
recruitment target was met.

In total, 74 families and 95 participants were recruited and randomised in three sites, delivering
between one and three intervention group sessions across two recruitment phases.

Participants’ barriers to and facilitators of taking part in the study
Overwhelmingly, participants stated that their motivation to take part in the study was to support their
child with disabilities, including to educate themselves on how to deal with specific challenges that
they were currently facing with their child. However, family carer facilitators also reported altruistic
reasons to help similar families:

. . . because I really want to be there for my son, in terms of physically, emotionally and psychologically so
I really want to know more in order to teach him so he can be better.

As I said before its things like toilet training and what have you. That will be one of our challenges and for
that alone I would probably go and I would feel like I have this good opportunity and I wouldn’t want to
miss it.

Do you know what, what really motivated me as well, was the fact that I felt like it was going to really
make a difference, you know, not only to our life, but also like taking part in the study might help
other people.

Participants described that they had experienced limited support for families of children with learning
disabilities and that they were motivated to promote any additional support. Positive reviews from
other family carers also encouraged participants to take part in the study:

I have heard very good things about it. I would be keen to do it.

I couldn’t have spoken about [name] without crying, my heart just broke for him because there was
nothing available. He does attend . . . all the medical side of things, the therapies are fine and between the
45-minute sessions half the time he will not engage so I was just very fearful of the unknown and what
am I going to do to help this child so I was very grateful for the E-PAtS course at that time.

Sometimes just for families with children with learning disabilities there’s little support, there is a bit
of support, you know, you have to fight for quite a lot. I think it is good there are people out there
proactively trying to make things easier. I’m very supportive of it in that regard.

Participant retention at 3 months
Eighty-four per cent (n= 31) and 78% (n = 29) of intervention and control families, respectively, provided
follow-up data at 3 months, including either completion of the Five Minute Speech Sample (FMSS) by
telephone interview or questionnaire completion by telephone, face to face or posting completed
questionnaires (Table 9).

Barriers specific to 3-month follow-up data collection
The FMSS was used at baseline and the 3-month follow-up for all study participants. This measure
asked parents to ‘talk about their child for 5 minutes without interruption, about their thoughts and
feelings about the subject and how they get along together’. Participants were generally apprehensive
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about completing the FMSS and thought that the experience would be difficult and uncomfortable.
At the 3-month follow-up, some participants reported that they declined to complete the measure
because of its demanding nature. The response rate for completion of the FMSS reduced from 100% at
baseline to 62% at the 3-month follow-up. It is therefore possible that the FMSS deterred participants
from completing the 3-month follow-up, affecting retention at this point. This also demonstrated that
the FMSS was unacceptable to some study participants. Therefore, it was decided that the FMSS would
not be repeated at the 12-month follow-up. Furthermore, an administrative error in the phase 1 3-month
follow-up data collection affected up to 18 participants in site 1, in that participants may have been
posted the researcher case report form. The case report form contained the scoring measures used by the
researcher to score the FMSS and included terms such as ‘critical comments’ and ‘negative relationship’.
It was considered that this may have caused distress and put participants off completing the FMSS. All
participants were contacted by letter and by telephone to apologise. No participant stated at the time or
in qualitative interviews subsequently that this affected their decision to complete the FMSS. However,
the impact of this error on FMSS completion rates is unknown.

Participant retention at 12 months
Seventy-six per cent (n = 28) and 68% (n = 25) of intervention and control families, respectively,
completed follow-up data collection at 12 months, including either completion of the VABS by
telephone interview or questionnaire completion by telephone, face to face or posting completed
questionnaires (Table 10).

TABLE 9 Measures completed per cluster or participant (n/%) per site at the 3-month follow-up

Measure completed

Phase 1 Phase 2

TotalSite 1 Site 2 Site 2 Site 3

n % n % n % n % n %

Families: FMSS only 5 62.5 1 12.5 0 0.0 2 25.0 8 13.3

Participants: FMSS only 7 63.6 2 18.2 0 0.0 2 18.2 11 14.7

Families: questionnaire only 6 46.2 5 38.5 1 7.7 1 7.7 13 21.7

Participants: questionnaires only 9 56.3 5 31.3 1 6.3 1 6.3 16 21.3

Families: questionnaire and FMSS 19 48.7 9 23.1 4 10.3 7 17.9 39 65.0

Participants: questionnaires and FMSS 25 52.1 10 20.8 4 8.3 9 18.8 48 64.0

TABLE 10 Measures completed per family or participant (n/%) per site at the 12-month follow-up

Measure completed

Phase 1 Phase 2

TotalSite 1 Site 2 Site 2 Site 3

n % n % n % n % n %

Families: VABS only 7 53.8 3 23.1 0 0.0 3 23.1 13 25.0

Participants: VABS only 7 53.8 3 23.1 0 0.0 3 23.1 13 20.3

Families: questionnaire only 7 70.0 0 0.0 2 20.0 1 10.0 10 19.2

Participants: questionnaires only 10 76.9 0 0.0 2 15.4 1 7.7 13 20.3

Families: questionnaire and VABS 13 44.8 10 34.5 4 13.8 2 6.9 29 55.8

Participants: questionnaires and VABS 19 50.0 11 28.9 4 10.5 4 10.5 38 59.4

RESULTS
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Barriers to all follow-up data collection
Participants described barriers to participation in the follow-up when they were contacted to arrange
the relevant follow-up, including unavailability because of holidays, busy times of the year, such as
Christmas, and family illness/hospitalisation.

Furthermore, the method of follow-up data collection was complicated by the type of proposed
outcome measures and the requirement of blinding researchers to participant allocation. As a result,
participants selecting postal data collection were still required to complete the FMSS (at the 3-month
follow-up) or VABS (at the 12-month follow-up) by telephone and those participants selecting face-to-
face or telephone data collection were required to complete the Group Cohesion Scale, a measure that
identified the participant allocation (at the 3-month follow-up) with a different member of the team on
a separate occasion. This increased participant burden, complicated the data collection procedure and
may have had an impact on retention rates. However, this was not evidenced in qualitative interviews
with participants.

Objective: the acceptability of study processes, including randomisation, to service
provider organisations, facilitators and family carers through qualitative interviews
The acceptability of study processes was explored in qualitative interviews with participants,
facilitators and service provider organisations.

Acceptability of participant recruitment
Overall, participants’ experience of being recruited was positive, including their interactions with
the research team and the provision of information about the study. Participants appeared, almost
universally, to have a clear idea of what they had ‘signed up to’ and what they would be expected
to do as part of the research. Some participants were less clear on the specific tasks and timing
(e.g. when and how many questionnaires would need to be completed). This was linked to the
perceived complexity and extensive amount of information provided to participants:

There was a lot of information. Whatever we were told and whatever was happening at the time we were
perfectly happy with, you know. If there was to be follow-ups or the questionnaires, to tell you the truth
I can’t remember now how often the questionnaire lands on the mat, we fill it in but I couldn’t say to you
we are due a questionnaire in November.

Main family carer, site 1

The experience of being recruited into the study contrasted with that of interactions with other
professionals/services with whom participants had dealt. Participation in the study (and, for families in
the intervention group, the E-PAtS programme) followed an explicit invitation to do so. Family carers
contrasted this with their experience of trying to access services provided by other agencies/services,
when they had often encountered numerous barriers (e.g. waiting lists, bureaucracy, needing to
wait until a child had reached a certain age). Being approached and offered a service (or at the very
least participation in a research study) therefore represented a different form of interaction that
participants valued.

Acceptability of randomisation and the randomisation process
Participants were randomised on a 1 : 1 ratio to the intervention or control group. All control participants
were offered the opportunity to attend the intervention subsequent to the 12-month follow-up data
collection time point, if they had chosen to be offered the intervention in this way during recruitment.
Participants generally understood the concept of randomisation and found the concept of randomisation
in this setting acceptable. However, some participants spoke of their confusion and lack of clarity with
regard to the process of study allocation (e.g. when control participants would be able to attend the
course) and requested clearer information. Facilitators echoed this and felt that, as a result, randomisation
was off-putting for participants. Although some participants described their happiness at being
allocated to the intervention group and not having to wait 12 months to attend the E-PAtS group
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sessions, some control participants spoke of how disappointed they were not to be able to attend the
group sessions immediately. Furthermore, participants spoke of practical issues if they were required
to wait 12 months to attend the intervention sessions (e.g. changes in circumstances, such as the
child starting school or alterations in the parents’ working situations, or changes in the child’s age
may impact the participant’s ability to attend or eligibility to attend, respectively). However, follow-up
rates at 3 months were comparable in intervention and control groups, and therefore the concerns
raised may not have affected participants’ continued involvement in the study:

I think when I was initially putting my name down I just wanted to get the classes, but when it was
explained I was happy enough. I mean, if everybody can’t do it then everybody can’t do it, and it was
randomly selected.

I didn’t want to wait another year because you just don’t know what is going to happen in that year do
you . . . I felt like I had won the lottery.

Yeah and I think the fact that it was the study with the control, that they might do it and they might not,
I think that put people off.

. . .when I first heard of the E-PAtS study I thought ‘happy days’, this is finally something that can help us
here and we need this help because we don’t have a lot of family support, we don’t have other services
showing any interest in us’ and to then find out it was being put off for a year it was hard to accept.

I suppose I was like this was a bit of a misunderstanding for me because they were telling me yes and
then they said I had to wait, so it wasn’t explained very well.

Because after finishing the study you have to wait 1 year which is probably the time that [name] is in full
time school. Then I have to get a job and I have no idea.

Acceptability of method of data collection
Generally, participants described their experience of completing the questionnaires as ‘fine’.
Participants were satisfied with the logistics of completing the questionnaires, which included
telephone, face-to-face or postal options. Refer to Table 11 for completion rates of follow-up data.

TABLE 11 Completion rates by method of data collection for 3 and 12 months

Method of data collection

Site 1 Site 2 Site 3

Selected Completed Selected Completed Selected Completed

n % n % n % n % n % n %

3 months

Telephone 5 9.6 4 7.7 4 16.0 0 0.0 2 11.8 2 11.8

Face to face 6 11.5 5 9.6 2 8.0 0 0.0 0 0.0 0 0.0

Post 41 78.9 32 61.5 19 76.0 22 88.0 15 88.2 8 47.1

12 months

Telephone 5 9.6 2 3.8 4 16.0 1 4.0 2 11.8 1 5.9

Face to face 6 11.5 4 7.6 2 8.0 0 0.0 0 0.0 0 0.0

Post 41 78.9 30 57.7 19 76.0 19 76.0 15 88.2 7 41.1

RESULTS

NIHR Journals Library www.journalslibrary.nihr.ac.uk

38



Over the course the study, three family carers changed their method of questionnaire completion
(two from postal to telephone, and one from telephone to postal):

Sending the questionnaire was good, I had time for filling the form in, to send it back. The phone calls was
not a problem at all.

Acceptability of study pathway options
Primary participants selected one of two pathways, if randomised to the control arm. Families in pathway
A were offered the E-PAtS programme subsequent to the 12-month follow-up and families in pathway B
were not offered the E-PAtS programme. Only one carer selected pathway B, demonstrating that being
offered the option of attending the E-PAtS programme on a waiting list basis was the most acceptable
process to participants. When questioned regarding the acceptability of this study process, participants
expressed confusion. Some participants did not differentiate between randomisation and choice of study
path. However, participants did suggest that they chose pathway A to keep their options open and to
allow them the choice to attend the E-PAtS programme on a waiting list basis if allocated to the control
arm. Participants also implied that research assistants may have encouraged this choice. However,
participants’ change in circumstances may have had an impact on their decision. Participants
questioned the suitability of the waiting list E-PAtS course if their child would no longer be ‘eligible’
because of their age at the time of the 12-month follow-up. This concern was predicted by the study
team and so all participants were offered the E-PAtS programme if they were randomised to the
control arm and their child was just outside age range by the time of their E-PAtS intervention:

Well, they said it’s best to option like that so I made that option because it’s nothing otherwise.

I don’t know if there’s much point in doing this because my daughter would have been 5 practically by
that stage. I know from a research point of view you have to go for a random group. From a personal
perspective in terms of what I was going to get out of it I would have felt that having to wait would have
taken away from the value of it for me.

Acceptability of study questionnaires
Participants expressed that completion of the questionnaires was time-consuming and this was
off-putting. One participant said that, because of the demands of parenting a child with intellectual
disability, more time may be needed to complete the questionnaires:

Long! Long! It was fine! The interviewer was very good and everything but it was long.

. . . giving people the time like 1 month because I mean normal people can do something in 1 week,
whereas we can’t, we are kind of I would say busier than other mums, so we want to do something but
we can’t, sometimes I even forget to eat lunch.

The impact of study questionnaires
Participants found questions examining parents’ well-being difficult to answer. However, being asked
these questions also resulted in parents feeling acknowledged. Parents described directing all of their
energy onto their child to the point that they neglect their own needs. Therefore, the questionnaires
required the participants to consider the impact of parenting a child with intellectual disability on
their own and their families’ lives. Participants stated that completing the questionnaires made them
realise that caring for a child with intellectual disability has an impact on the whole family and not just
the parents:

. . . reading that questionnaire actually made me realise how this affects everybody around us, us and
[elder child] now I see that [study child] has a huge impact on [elder child], it’s a huge impact, and it’s not
a good one as well so it was interesting.
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. . . the first thing what you think of is about him, you worry about the child and everything, you never
think how it is actually affecting the whole family and everything you do and how your life is changed,
so it was very interesting.

To be asked those questions, how do you cope, and at the time when I filled in those questions I was in
a really dark place, it was really difficult to cope with, but actually for somebody to reach out and say
‘how are you feeling’, was kind of a good acknowledgement, you know what I mean?

I suppose it’s always easier to answer questions about your daughter, than maybe, about yourself, and
your own feelings, that side kind of, it wasn’t the question, it’s just, sometimes it’s harder to think about
your own feelings about something. It’s quite a sensitive subject.

Participants described how answering measures about their child instigated reflection, both on how
difficult their situation may be and on how delayed their child may be. For some parents who had not
received a clinical diagnosis, the questionnaires provided a means to compare the development of their
child to children without diagnoses of intellectual disability. Participants spoke about how ‘emotional’,
‘upsetting’ and ‘depressing’ completing the questionnaires was and how the self-examination required
to answer the questions was difficult:

. . . when you sit down and fill a questionnaire in for a few days afterwards you’re a bit like ‘God our life is
terrible’, things that we didn’t realise we had because you’re kind of putting it down on paper so you go
over them again.

I almost felt . . . it’s hard to describe but it was just a wee bit depressing, to fill it in about your child
what they could and couldn’t do and realising that how far behind she was. It was sort of a bit more
of a wake-up call of the things she couldn’t do that she should have been able to do I suppose.

I remember feeling, yeah, I remember feeling really down afterwards, because suddenly I realised how
little he spoke. There was a list of probably about a hundred words there and I think I ticked about seven
and they weren’t clear words. That suddenly made me think ‘my god this is actually real’.

Participants described completion of the questionnaires individually, as a couple and with other family
members as a positive thing:

It was emotional! You know it’s one thing living it but when you see things written down like some of the
questions, it really made you think and stuff, but you know it was a bit of a roller coaster. When we did
our first questionnaire, my husband and I, we set aside a time when we could both sit down at the table
and he does his, I do mine and then we both kind of share experiences and stuff and we both kind of
had a little cry. The thing is you carry on everything, you do the best you can and you’re so focused on
stopping meltdowns and keeping them safe and all that you don’t realise really how hard your day is
sometimes, so there was a lot of reflection on that.

I think when you get a huge questionnaire like that it does bring it home to you, it’s quite profound when
you look at it in black and white and you see exactly the extent of the things you’re dealing with which is
different from your other children, but I think that is a good idea, a really good idea.

Answering questions regarding their child’s development provided participants with an opportunity to
consider their child’s development and realise areas of concern, resulting in participants feeling more
confident and knowledgeable about their child’s needs. Participants also took comfort at follow-up data
collection when their child had advanced/made progress in certain areas:

Well, they actually gave me more knowledge onto what I was actually doing because before then I was
kind of clueless . . . Yeah, it gave me a kind of confidence to know that I’ve made progress in some
certain areas.

RESULTS
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Impact of the Vineland Adaptive Behaviour Scales report
Feedback on the VABS report was varied. Although some participants described regularly receiving
similar documentation, others expressed that the language used in the report was too clinical and
should be simplified for parents. One participant expressed disappointment, as they considered the
report to be ‘compensation’ for taking part in the study:

I got it and it was like double Dutch to me; I didn’t understand what the report was trying to say. I looked
at it, it was too difficult. It was very scientific . . . I really struggled to get anything worthwhile out of it
and as I just said I was a bit disappointed.

That report is not good and that’s supposed to be . . . well for me in my head, rightly or wrongly, that was
supposed to be, not compensation, but it was supposed to be . . . we didn’t get on the real thing so here is
something in return for giving up some of your time and then that didn’t. I didn’t find it useful. I couldn’t
really understand it.

There were conflicting views on the content of the report. Some families felt that the report was
extremely accurate, whereas other questioned the accuracy. Some participants thought that the report
was generic and that they would have preferred a more personalised report, whereas others stated
that the report was personalised and specific to their child’s needs:

Incredible! I couldn’t believe how it felt like they really knew him.

No. I think it goes for any child, their mum knows them best and there’s a lot of jargon, a lot of words
and it didn’t feel personal to him. It went off data that I provided, it wasn’t like a handwritten report from
someone who knew him so no I didn’t make any use of that.

Participants described the practical advice provided in the report and how these recommendations had
been applied at home. The report, for example, was utilised by some parents when communicating
with education and child-care services to improve understanding of the child’s needs in these settings.
The report was also circulated to health-care professionals and was used as evidence in Disability
Living Allowance (UK social security benefit scheme) applications:

I thought it was useful to receive it and it gave us a bit of focus on things we could work on with her.

Even when my son wanted to go to school I showed them this report as well and it helped the school
as well.

It also is useful for any other forms, like DLA [Disability Living Allowance] . . . the information was good
because it really highlighted the additional needs that he has that sometimes you as parents forget about
because you just get on with it.

As for the study questionnaires, the VABS report similarly highlighted the challenges parents
experienced with their child, and parents described difficulty when faced with this information:

It kind of hit home as well. It was quite . . . I was a wee bit numb after. It was . . . what’s the word,
it kind of highlighted it from there, the evenings that we talked about it. It was real. It kind of reaffirms
everything that you know, they’d got our kids all down to a tee, but it was kind of a wee bit hard to read
sometimes because you don’t really think about that, you’re just getting on with every day but no, it was
definitely good.

DOI: 10.3310/HEYY3556 Public Health Research 2022 Vol. 10 No. 2

Copyright © 2022 Coulman et al. This work was produced by Coulman et al. under the terms of a commissioning contract issued by the Secretary of State for Health and
Social Care. This is an Open Access publication distributed under the terms of the Creative Commons Attribution CC BY 4.0 licence, which permits unrestricted use,
distribution, reproduction and adaption in any medium and for any purpose provided that it is properly attributed. See: https://creativecommons.org/licenses/by/4.0/.
For attribution the title, original author(s), the publication source – NIHR Journals Library, and the DOI of the publication must be cited.

41



Piloted outcome measures proposed to test the effectiveness of the
intervention in a main trial

Objective: the feasibility and acceptability of the proposed outcome measures as methods
to measure the effectiveness of the intervention and to conduct an embedded health
economic evaluation within a definitive randomised controlled trial
The measures were summarised using descriptive statistics, with any preliminary evidence of
differences between the intervention and control groups explored. The acceptability of outcome
measures was assessed in qualitative interviews with participants.

Data completeness of proposed outcome measures
The parent-reported proposed outcome measures were well completed (Table 12). The progression
criteria target was to reconsider a measure if < 70% of collected data were useable. When at least
one item of a measure had been completed, all items were useable for the majority of measures. The
Sibling Relationship Questionnaire (SRQ) was the most poorly completed, with 84% of the questionnaires
being useable at 12 months post randomisation. The items most frequently left unanswered across time
points were ‘how much do the sibling and the child tell each other everything?’, ‘how much do the sibling
and the child share secrets and private feelings?’ and ‘how much do the sibling and child insult and call
each other names?’ These items require a certain level of communication ability, which may not have
been acquired because of the young the age of the child or their intellectual disability.

Analysis of proposed outcome measures
Table 13 summarises information on the return of questionnaires and suitable summary statistics
depending on the distribution of the data for each proposed outcome (i.e. family carer-reported
outcome measures) measured at baseline, 3 months post randomisation and 12 months post
randomisation by trial arm. The score range of the WEMWBS, the proposed primary outcome
measure, is 14–70, with higher scores indicating higher levels of mental well-being. The mean UK
population norm is 51. Ninety-five per cent of participants completed the measure at baseline,
all to a useable extent (n = 90). Forty-nine per cent of control arm participants (n = 23) and 56% of
intervention arm participants (n = 27) completed the measure at the 12-month time point. Again,
the forms were well completed and all of those returned were useable. In the control group, the mean
WEMWBS score was 43.2 (SD 8.9) at baseline and 43.4 (SD 11.0) 12 months post randomisation.
In the intervention group, scores were 43.9 (SD 10.6) and 46.5 (SD 10.9) at baseline and 12 months
post randomisation, respectively.

Higher scores on the anxiety and depression subscales of Hospital Anxiety and Depression Scale
(HADS) indicate higher levels of anxiety and depression. The score range is 0–21 for both subscales.
The mean baseline score of the anxiety component was 10.6 (SD 3.7) in the control group and 10.1
(SD 4.4) in the intervention group. This compares with the UK average of 6.14. At 12 months post
randomisation, mean scores were 9.9 (SD 4.4) and 8.0 (SD 4.4) in the control and intervention groups,
respectively. Similarly, depression scores in the participants were higher than the UK population norm
(3.68) and some reduction in score was observed in the intervention group, which was not reflected in
the control group. All completed questionnaires were of a useable standard. See Appendix 4 for further
information on proposed secondary outcomes.

Multilevel regression analysis comparing intervention with control group,
adjusting for baseline score and site
The results from the exploratory multilevel regression are given in Table 14 for each of the parent-
reported secondary outcome measures. The mean WEMWBS score in the intervention group was
3.96 points higher than in the control group (95% CI –1.39 to 9.32) at 12 months post randomisation.
As previously stated, this is a feasibility study and so it was not powered to detect an effect size
of a given value. However, the authors of the measure indicate that, when comparing groups, half a
standard difference is said to be meaningful (approximately 5 points in this instance) and in the case
of individuals a ± 3-point change in score is said to be meaningful.

RESULTS
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TABLE 12 Data completeness of proposed outcome measures

Measure

Baseline 3 months 12 months

At least one
item of measure
completed (n)

Completed
to useable
extent (n)a

Percentage
useable

At least one
item of measure
completed (n)

Completed
to useable
extent (n)a

Percentage
useable

At least one
item of measure
completed (n)

Completed
to useable
extent (n)a

Percentage
useable

WEMWBS 90 90 100 63 62 98 50 50 100

HADS 92 92 100 59 59 100 51 51 100

VABS: child-level variable 72 72 100 Not collected at the
3-month time point

42 42 100

Family APGAR Scale 92 92 100 58 57 98 51 50 98

Family Support Scale 92 92 100 60 60 100 50 50 100

Positive Gains Scale 89 89 100 60 60 100 50 50 100

CPRS 93 91 98 60 60 100 51 51 100

Child–Parent Activity Index 93 93 100 60 60 100 51 51 100

EQ-5D-5L 92 92 100 63 63 100 51 51 100

Child resource use 58 58 100 47 47 100

Parents resource use 58 58 100 47 47 100

Brief COPE 92 91 99 60 60 100 51 51 100

Happiness of Relationship Scale 68 68 100 55 55 100 46 46 100

Co-Parenting Agreement Scale 69 69 100 49 49 100 40 40 100

Conflict 69 69 100 48 48 100 42 42 100

CBCL 93 88 95 59 53 90 48 43 90

Paediatric Quality of Life Inventory 91 91 100 57 57 100 48 48 100

Group Cohesion Scale Not collected at
baseline

Not collected at the
3-month time point

23 20 87

Strengths and Difficulties
Questionnaire (for siblings)

62 62 100 37 37 100 32 32 100

SRQ 63 58 92 36 33 92 32 27 84

APGAR, adaptability, partnership, growth, affection and resolve; CBCL, Child Behaviour Checklist; COPE, Coping Orientation to Problems Experienced; CPRS, Child–Parent
Relationship Scale; HADS, Hospital Anxiety and Depression Scale.
a In the case of subscales, ‘completed to a useable extent’ means at least one scale can be fully derived.
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TABLE 13 Proposed secondary outcomes (parent-reported outcome measures) measured at baseline, 3 months post
randomisation and 12 months post randomisation, by trial arm for all participants

Measure

Control arm Intervention arm

Baseline 3 months 12 months Baseline 3 months 12 months

WEMWBS: score range 14–70; higher scores indicate higher levels of mental well-being

Forms returned,
n (%) of those
randomised

45 (96) 28 (60) 23 (49) 45 (94) 35 (73) 27 (56)

Useable forms, n (%)
of those returned

45 (100) 28 (100) 23 (100) 45 (100) 34 (97) 27 (100)

Mean score (SD) 43.2 (8.9) 42.7 (9.4) 43.4 (11.0) 43.9 (10.6) 45.5 (9.2) 46.5 (10.9)

Range 23–62 21–60 21–65 19–66 23–61 25–68

HADS anxiety: score range 0–21; higher scores indicate greater anxiety

Forms returned,
n (%) of those
randomised

45 (96) 26 (55) 23 (49) 47 (98) 33 (69) 28 (58)

Useable forms, n (%)
of those returned

45 (100) 26 (100) 23 (100) 47 (100) 33 (100) 28 (100)

Mean score (SD) 10.6 (3.7) 11.4 (4.8) 9.9 (4.4) 10.1 (4.4) 10.2 (4.9) 8.0 (4.4)

Range 0–19 4–20 3–19 1–21 1–19 1–20

HADS depression: score range 0–21; higher scores indicate higher levels of depression

Forms returned,
n (%) of those
randomised

45 (96) 26 (27) 23 (49) 47 (98) 33 (69) 28 (58)

Useable forms, n (%)
of those returned

45 (100) 26 (100) 23 (100) 47 (100) 33 (100) 28 (100)

Mean score (SD) 7.9 (3.9) 8.6 (4.1) 8.9 (4.2) 7.2 (4.0) 7.1 (4.4) 6.1 (4.4)

Range 0–16 2–20 3–20 0–17 0–15 0–14

HADS emotional distress: sum of anxiety and depression subscales – score range 0–42; higher scores indicate greater
emotional distress

Forms returned,
n (%) of those
randomised

45 (96) 26 (55) 23 (49) 47 (98) 33 (69) 28 (58)

Useable forms, n (%)
of those returned

45 (100) 26 (100) 23 (100) 47 (100) 33 (100) 28 (100)

Mean score (SD) 18.4 (6.8) 19.9 (7.7) 18.8 (8.0) 17.3 (7.8) 17.2 (8.8) 14.1 (8.2)

Range 0–33 6–32 6–34 4–38 1–32 1–32

VABS: child-level variable Not collected
at 3-month
time point

Not collected
at 3-month
time point

Composite score: standardised score, mean 100

Forms returned,
n (%) of those
randomised

35 (95) 22 (59)a 37 (100) 20 (54)a

Useable forms, n (%)
of those returned

35 (100) 22 (100) 37 (100) 20 (100)

Median score (IQR) 55 (40–67) 64.5 (58–69) 58 (50–66) 67.5 (58.5–70.5)

Range 25–78 46–73 34–76 45–73

RESULTS
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TABLE 13 Proposed secondary outcomes (parent-reported outcome measures) measured at baseline, 3 months post
randomisation and 12 months post randomisation, by trial arm for all participants (continued )

Measure

Control arm Intervention arm

Baseline 3 months 12 months Baseline 3 months 12 months

Communication: standardised score, mean 100

Forms returned,
n (%) of those
randomised

35 (95) 22 (59)a 37 (100) 20 (54)a

Useable forms, n (%)
of those returned

35 (100) 22 (100) 37 (100) 20 (100)

Median score (IQR) 44 (26–67) 63 (52–70) 55 (34–64) 61 (52–70.5)

Range 20–83 39–77 20–85 40–80

Family APGAR Scale: five items, score range 0–10; higher scores indicate better family function

Forms returned,
n (%) of those
randomised

44 (94) 26 (55) 23 (49) 48 (100) 32 (67) 28 (58)

Useable forms, n (%)
of those returned

44 (100) 25 (96) 22 (96) 48 (100) 32 (100) 28 (100)

Mean score (SD) 7.3 (2.4) 7.5 (2.7) 6.5 (3.2) 6.9 (2.9) 7.1 (3.0) 6.4 (2.8)

Range 2–10 1–10 0–10 0–10 0–10 1–10

Family Support Scale: number of informal sources of support available

Forms returned,
n (%) of those
randomised

45 (96) 26 (55) 22 (47) 47 (98) 34 (71) 28 (58)

Useable forms, n (%)
of those returned

45 (100) 26 (100) 22 (100) 47 (100) 34 (100) 28 (100)

Median score (IQR) 10 (8–12) 11 (9–12) 11 (10–13) 10 (7–12) 8 (6–11) 10 (7.5–11)

Range 5–13 3–13 2–13 3–13 2–13 2–13

Family Support Scale: number of formal sources of support available

Forms returned,
n (%) of those
randomised

43 (91) 26 (55) 22 (47) 47 (98) 34 (71) 28 (58)

Useable forms, n (%)
of those returned

43 (100) 26 (100) 22 (100) 47 (100) 34 (100) 28 (100)

Median score (IQR) 4 (3–5) 4 (4–5) 4 (4–5) 4 (3–5) 4 (3–5) 4 (3–5)

Range 1–5 3–5 3–5 1–5 2–5 2–5

Mean helpfulness of informal sources of support available: scored 0 (not at all helpful) to 4 (extremely helpful)

Forms returned,
n (%) of those
randomised

45 (96) 26 (55) 22 (47) 47 (98) 34 (71) 28 (58)

Useable forms, n (%)
of those returned

45 (100) 26 (100) 22 (100) 47 (100) 34 (100) 28 (100)

Mean score (SD) 1.8 (0.8) 1.8 (0.7) 1.6 (0.6) 2.0 (0.9) 2.0 (0.8) 2.0 (1.0)

Range 0.5–3.5 0.7–3.0 0.5–3.0 0.5–4.0 0–3.8 0.6–4.0
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TABLE 13 Proposed secondary outcomes (parent-reported outcome measures) measured at baseline, 3 months post
randomisation and 12 months post randomisation, by trial arm for all participants (continued )

Measure

Control arm Intervention arm

Baseline 3 months 12 months Baseline 3 months 12 months

Mean helpfulness of formal sources of support available: scored 0 (not at all helpful) to 4 (extremely helpful)

Forms returned,
n (%) of those
randomised

45 (96) 26 (55) 22 (47) 47 (98) 34 (71) 28 (58)

Useable forms, n (%)
of those returned

45 (100) 26 (100) 22 (100) 47 (100) 34 (100) 28 (100)

Mean score (SD) 2.4 (1.0) 2.3 (0.8) 2.0 (1.1) 2.5 (1.0) 2.5 (0.9) 2.6 (1.0)

Range 0.6–4.0 0.5–4.0 0.4–4.0 0.2–4.0 0.6–4.0 0.5–4.0

Positive Gains Scale: seven items, score range 7–35; higher scores indicate higher positive gains

Forms returned,
n (%) of those
randomised

45 (96) 26 (55) 23 (49) 44 (92) 34 (71) 27 (56)

Useable forms, n (%)
of those returned

45 (100) 26 (100) 23 (100) 44 (100) 33 (97) 27 (100)

Median score (IQR) 13 (9–15) 12.5 (10–15) 12 (9–14) 11 (8–15) 12 (9–15) 11 (8–14)

Range 7–24 7–19 7–19 7–23 7–35 7–20

CPRS 15 items: conflict – eight items, score range 8–40; higher scores indicate greater conflict

Forms returned,
n (%) of those
randomised

45 (96) 26 (55) 23 (49) 48 (100) 34 (71) 28 (58)

Useable forms, n (%)
of those returned

45 (100) 26 (100) 23 (100) 46 (96) 34 (100) 28 (100)

Mean score (SD) 18.9 (6.4) 20.0 (6.1) 20.3 (6.2) 19.2 (6.8) 18.5 (8.0) 18.0 (7.3)

Range 8–32 9–30 10–32 8–33 8–35 8–32

CPRS 15 items: closeness – seven items, score range 7–35; lower scores indicate a less close relationship

Forms returned,
n (%) of those
randomised

45 (96) 26 (55) 23 (49) 48 (100) 34 (71) 28 (58)

Useable forms, n (%)
of those returned

42 (93) 24 (92) 19 (83) 45 (94) 33 (97) 28 (100)

Mean score (SD) 25.9 (5.4) 25.8 (5.5) 27.6 (3.7) 26.9 (4.7) 28.1 (5.2) 29.7 (3.8)

Range 13–35 11–34 19–35 17–35 15–35 22–35

Child–Parent Activity Index: five items, score range 5–25; higher scores indicate higher frequencies of activities shared
with child

Forms returned,
n (%) of those
randomised

45 (96) 26 (55) 23 (49) 48 (100) 34 (71) 28 (58)

Useable forms, n (%)
of those returned

45 (100) 26 (100) 23 (100) 48 (1000) 34 (100) 28 (100)

Mean score (SD) 20.6 (3.4) 20.4 (3.3) 20.9 (3.1) 20.4 (3.1) 20.6 (3.4) 20.6 (3.2)

Range 13–24 13–25 14–25 12–25 12–25 13–25

RESULTS
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TABLE 13 Proposed secondary outcomes (parent-reported outcome measures) measured at baseline, 3 months post
randomisation and 12 months post randomisation, by trial arm for all participants (continued )

Measure

Control arm Intervention arm

Baseline 3 months 12 months Baseline 3 months 12 months

EQ-5D VAS: score range 0 (worst health) – 100 (best health)

Forms returned,
n (%) of those
randomised

45 (96) 28 (60) 23 (49) 47 (98) 35 (73) 28 (58)

Useable forms, n (%)
of those returned

45 (100) 28 (100) 23 (100) 47 (100) 35 (100) 28 (100)

EQ-5D-5L index value: score range 0.28–1 (perfect health)

Forms returned,
n (%) of those
randomised

45 (96) 28 (60) 23 (49) 48 (100) 35 (73) 28 (58)

Useable forms, n (%)
of those returned

45 (100) 28 (100) 23 (100) 48 (100) 34 (97) 27 (96)

Brief COPE: 17 items, three subscales – active avoidance coping, score range 6–24

Forms returned,
n (%) of those
randomised

45 (96) 26 (55) 23 (49) 47 (98) 34 (71) 28 (58)

Useable forms, n (%)
of those returned

45 (100) 26 (100) 23 (100) 45 (96) 33 (97) 28 (100)

Mean score (SD) 13.9 (3.1) 12.1 (2.4) 12.3 (2.7) 13.2 (3.5) 13.3 (3.4) 12.8 (3.4)

Range 8–20 8–18 7–18 6–21 8–20 7–21

Brief COPE: 17 items, three subscales – problem focused coping, score range 5–20

Forms returned,
n (%) of those
randomised

45 (96) 26 (55) 23 (49) 47 (98) 34 (71) 28 (58)

Useable forms, n (%)
of those returned

45 (100) 26 (100) 23 (100) 46 (98) 34 (100) 28 (100)

Mean score (SD) 18.8 (3.4) 18.2 (3.4) 18.2 (3.6) 18.0 (3.4) 18.8 (3.0) 19.2 (2.9)

Range 11–24 10–23 11–24 10–24 11–24 14–24

Happiness of Relationship Scale: one item scored 1–7; higher scores indicate greater happiness

Forms returned,
n (%) of those
randomised

37 (79) 25 (53) 21 (45) 31 (65) 30 (63) 25 (52)

Useable forms, n (%)
of those returned

37 (100) 25 (100) 21 (100) 31 (100) 30 (100) 25 (100)

Answered ‘cannot
say’, n

2 2 1 2 2 2

Median score (IQR),
excluding those who
answered ‘cannot
say’

6 (5–7) 7 (5–7) 6.5 (5–7) 7 (6–7) 6 (4.5–7) 6 (5–7)

Range 1–7 1–7 1–7 1–7 1–7 1–7
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TABLE 13 Proposed secondary outcomes (parent-reported outcome measures) measured at baseline, 3 months post
randomisation and 12 months post randomisation, by trial arm for all participants (continued )

Measure

Control arm Intervention arm

Baseline 3 months 12 months Baseline 3 months 12 months

Co-Parenting Agreement Scale: four items, score range 0–6; higher scores indicate greater co-parenting agreement

Forms returned,
n (%) of those
randomised

38 (81) 22 (47) 22 (47) 31 (65) 27 (56) 18 (38)

Useable forms, n (%)
of those returned

38 (100) 22 (100) 21 (95) 31 (100) 27 (100) 18 (100)

Median score (IQR) 5.5 (4.3–6.0) 5.6 (4.3–5.8) 5.3 (4.8–5.8) 4.8 (3.5–6.0) 4.3 (3.5–6.0) 5.0 (3.3–6.0)

Range 1.0–6.0 0.5–6.0 0.3–6.0 0.5–6.0 0–6 2.3–6.0

Conflict: one item scored 1–7; higher scores indicate greater exposure to conflict

Forms returned,
n (%) of those
randomised

38 (81) 22 (47) 23 (49) 31 (65) 26 (54) 19 (40)

Useable forms, n (%)
of those returned

38 (100) 22 (100) 23 (100) 31 (100) 26 (100) 19 (100)

Answered ‘cannot
say’, n

3 1 2 1 1 2

Median score (IQR),
excluding those who
answered ‘cannot
say’

2 (1–3) 2 (1–4) 2 (1–3) 2 (1–2) 2 (1–4) 2 (1–3)

Range 1–6 1–6 1–6 1–4 1–6 1–4

CBCL internalising score

Forms returned,
n (%) of those
randomised

45 (96) 25 (53) 22 (47) 48 (100) 34 (71) 26 (54)

Useable forms, n (%)
of those returned

43 (96) 24 (96) 19 (86) 45 (94) 29 (85) 24 (92)

Mean score (SD) 19.1 (9.0) 19.5 (11.0) 21.8 (11.6) 19.8 (11.3) 18.2 (12.8) 18.2 (13.6)

Range 3–37 3–40 9–46 2–51 3–49 1–42

CBCL externalising score

Forms returned,
n (%) of those
randomised

45 (96) 25 (53) 22 (47) 48 (100) 34 (71) 26 (54)

Useable forms, n (%)
of those returned

43 (96) 24 (96) 19 (86) 45 (94) 29 (85) 24 (92)

Mean score (SD) 21.5 (9.7) 22.6 (11.5) 22.9 (10.3) 19.0 (11.5) 17.6 (13.8) 16.6 (11.7)

Range 3–42 2–43 4–41 2–44 0–46 1–46

CBCL total problem score

Forms returned,
n (%) of those
randomised

45 (96) 25 (53) 22 (47) 48 (100) 34 (71) 26 (54)

Useable forms, n (%)
of those returned

43 (96) 24 (96) 19 (86) 45 (94) 29 (85) 24 (92)

Mean score (SD) 67.5 (26.4) 70.6 (33.6) 73.2 (27.5) 63.3 (32.5) 59.2 (38.9) 56.8 (34.1)

Range 13–120 7–129 16–120 10–142 9–140 3–115

RESULTS

NIHR Journals Library www.journalslibrary.nihr.ac.uk

48



TABLE 13 Proposed secondary outcomes (parent-reported outcome measures) measured at baseline, 3 months post
randomisation and 12 months post randomisation, by trial arm for all participants (continued )

Measure

Control arm Intervention arm

Baseline 3 months 12 months Baseline 3 months 12 months

Paediatric Quality of Life Inventory total score: score range 0–100; higher scores indicate better health-related
quality of life

Forms returned,
n (%) of those
randomised

45 (96) 24 (51) 21 (45) 46 (96) 33 (69) 27 (56)

Useable forms, n (%)
of those returned

45 (100) 24 (100) 21 (100) 46 (100) 33 (100) 27 (100)

Mean score (SD) 55.0 (16.9) 57.0 (18.6) 48.5 (21.2) 61.6 (17.6) 59.8 (17.7) 61.2 (17.3)

Range 26–94 17–89 0–85 24–85 26–89 19–87

Group Cohesion Scale: score range 8–32; higher scores indicate better group cohesion

Forms returned,
n (%) of those
randomised

23 (48)

Useable forms, n (%)
of those returned

20 (87)

Median score (IQR) 29.5 (24.5–32.0)

Range 8–32

Strengths and Difficulties Questionnaire (for siblings): 25 items; higher scores indicate a higher degree of problems for
each subscale

Number reporting
a sibling aged
4–16 years

25 25 25 22 22 22

Prosocial: five items, score range 0–10

Forms returned,
n (%) of those
randomised

32 (97) 17 (52) 14 (42) 30 (100) 20 (67) 18 (60)

Useable forms, n (%)
of those returned

32 (100) 17 (100) 14 (100) 30 (100) 20 (100) 18 (100)

Median score (IQR) 8.0 (7.5–9.5) 8.0 (7.0–9.0) 7.5 (7.0–9.0) 8.5 (6.0–10.0) 8.5 (5.0–10.0) 8.0 (6.0–10.0)

Range 1.2–10.0 5.0–10.0 1.0–10.0 1.0–10.0 0.0–10.0 5.0–10.0

Internalising problems: sum of emotional and peer problems subscale, score range 0–20

Forms returned,
n (%) of those
randomised

32 (97) 17 (52) 14 (42) 30 (100) 20 (67) 18 (60)

Useable forms, n (%)
of those returned

32 (100) 17 (100) 14 (100) 30 (100) 20 (100) 18 (100)

Median score (IQR) 4.5 (2.5–9.0) 4.0 (3.0–7.0) 5.5 (4.0–11.0) 2.0 (1.0–9.0) 5.5 (2.5–8.0) 4.0 (3.0–6.0)

Range 0.0–15.0 0.0–13.0 0.0–15.0 0.0–16.0 0.0–11.0 0.0–17.0

Externalising problems: sum of hyperactivity and conduct, score range 0–20

Forms returned,
n (%) of those
randomised

32 (97) 17 (52) 14 (42) 30 (100) 20 (67) 18 (60)
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TABLE 13 Proposed secondary outcomes (parent-reported outcome measures) measured at baseline, 3 months post
randomisation and 12 months post randomisation, by trial arm for all participants (continued )

Measure

Control arm Intervention arm

Baseline 3 months 12 months Baseline 3 months 12 months

Useable forms, n (%)
of those returned

32 (100) 17 (100) 14 (100) 30 (100) 20 (100) 18 (100)

Median score (IQR) 7.0 (3.0–9.0) 5.0 (4.0–9.0) 8.0 (3.0–11.0) 4.5 (2.0–7.0) 6.8 (3.5–10.0) 4.5 (3.0–7.0)

Range 1.0–13.3 2.0–13.0 1.0–12.0 0.0–15.0 0.0–18.3 0.0–15.0

SRQ warmth: score range 1–5; higher scores indicate higher levels of warmth in relationship

Forms returned,
n (%) of those
randomised

33 (100) 17 (52) 14 (42) 30 (100) 19 (63) 18 (60)

Useable forms, n (%)
of those returned

30 (91) 14 (82) 10 (71) 24 (80) 15 (79) 15 (83)

Mean score (SD) 3.1 (0.8) 3.1 (0.6) 3.1 (0.7) 3.4 (0.5) 3.4 (0.9) 3.6 (0.7)

Range 1.0–4.3 2.0–4.2 1.5–4.0 2.3–4.3 2.0–5.0 2.5–4.8

SRQ conflict: score range 1–5; higher scores indicate higher levels of conflict in relationship

Forms returned,
n (%) of those
randomised

33 (100) 17 (52) 14 (42) 30 (100) 19 (63) 18 (60)

Useable forms, n (%)
of those returned

30 (91) 15 (88) 10 (71) 28 (93) 18 (95) 17 (94)

Mean score (SD) 2.0 (0.9) 2.2 (0.9) 2.4 (1.3) 1.9 (0.7) 2.1 (0.8) 2.1 (0.7)

Range 1.0–4.0 1.0–4.5 1.0–4.3 1.0–3.3 1.0–3.5 1.0–3.0

APGAR, adaptability, partnership, growth, affection and resolve; CBCL, Child Behaviour Checklist; COPE, Coping
Orientation to Problems Experienced; CPRS, Child–Parent Relationship Scale; EQ-5D, EuroQol-5 Dimensions;
HADS, Hospital Anxiety and Depression Scale; VAS, visual analogue scale.
a An additional six forms in total were erroneously completed by main family carers of children younger than 3 years

old and are not recorded in these figures.
Reproduced with permission from Coulman et al.41 This is an Open Access article distributed in accordance with the
terms of the Creative Commons Attribution (CC BY 4.0) license, which permits others to distribute, remix, adapt and
build upon this work, for commercial use, provided the original work is properly cited. See: https://creativecommons.org/
licenses/by/4.0/. The table includes minor additions and formatting changes to the original.

TABLE 14 Two-level regression analysis comparing the intervention with the control trial arm

Measure n

Two-level model

Estimate 95% CI

WEMWBS 47 3.96 –1.39 to 9.32

HADS

Anxiety 50 –1.62 –3.39 to 0.15

Depression 50 –1.30 –2.89 to 0.28

Total: emotional distress 50 –2.89 –5.83 to 0.04

VABSa

Composite 42 0.42 –3.03 to 3.88

Communication 42 –1.17 –6.83 to 4.50

Family APGAR Scale 50 0.49 –0.90 to 1.88

RESULTS

NIHR Journals Library www.journalslibrary.nihr.ac.uk

50



TABLE 14 Two-level regression analysis comparing the intervention with the control trial arm
(continued )

Measure n

Two-level model

Estimate 95% CI

Family Support Scale

Count informal sources 49 –0.82 –1.94 to 0.29

Count formal sources 49 –0.60 –1.04 to –0.16

Mean helpfulness: informal 49 0.15 –0.24 to 0.55

Mean helpfulness: formal 49 0.40 –0.22 to 1.02

Positive Gains Scale 47 0.18 –2.06 to 2.41

CPRS

Conflict 50 –0.78 –3.89 to 2.32

Closeness 45 0.60 –1.33 to 2.53

Child–Parent Activity Index 51 0.22 –1.24 to 1.68

Happiness of Relationship Scale 42 0.33 –0.51 to 1.17

Co-Parenting Agreement Scale 39 0.06 –0.80 to 0.93

Conflict 41 –0.12 –1.13 to 0.89

EQ-5D

VAS 50 1.70 –5.81 to 9.22

Index value 50 0.04 –0.04 to 0.12

Brief COPE

Active avoidance 50 0.46 –1.14 to 2.06

Problem focused 50 0.16 –1.35 to 1.68

Positive coping 50 0.52 –1.12 to 2.22

CBCL

Internalising score 41 –2.80 –7.60 to 2.00

Externalising score 41 –1.86 –5.55 to 1.82

Total problems 41 –9.00 –20.79 to 2.88

Paediatric Quality of Life Inventory total score 46 7.0 –1.84 to 15.78

SDQ: siblings

Prosocial 32 0.5 –1.07 to 2.17

Internalising score 32 –1.6 –4.32 to 1.12

Externalising score 32 –0.6 –3.47 to 2.37

Sibling Relationship Questionnaire

Warmth 19 0.1 –0.63 to 0.84

Conflict 25 –0.3 –0.84 to 0.3

APGAR, adaptability, partnership, growth, affection and resolve; CBCL, Child Behaviour
Checklist; COPE, Coping Orientation to Problems Experienced; CPRS, Child–Parent
Relationship Scale; EQ-5D, EuroQol-5 Dimensions; SDQ, Strengths Difficulties
Questionnaire; VAS, visual analogue scale.
Reproduced with permission from Coulman et al.41 This is an Open Access article distributed in
accordance with the terms of the Creative Commons Attribution (CC BY 4.0) license, which
permits others to distribute, remix, adapt and build upon this work, for commercial use,
provided the original work is properly cited. See: https://creativecommons.org/licenses/by/4.0/.
The table includes minor additions and formatting changes to the original.

DOI: 10.3310/HEYY3556 Public Health Research 2022 Vol. 10 No. 2

Copyright © 2022 Coulman et al. This work was produced by Coulman et al. under the terms of a commissioning contract issued by the Secretary of State for Health and
Social Care. This is an Open Access publication distributed under the terms of the Creative Commons Attribution CC BY 4.0 licence, which permits unrestricted use,
distribution, reproduction and adaption in any medium and for any purpose provided that it is properly attributed. See: https://creativecommons.org/licenses/by/4.0/.
For attribution the title, original author(s), the publication source – NIHR Journals Library, and the DOI of the publication must be cited.

51



By further example, the anxiety score, as measured by the HADS, was 1.62 lower in the intervention
group (95% CI 3.39 lower to 0.15 higher) and depression score was 1.30 lower (95% CI 2.89 lower to
0.28 higher). With the exception of the ‘count of formal sources’ section of the Family Support Scale,
effect sizes in all secondary outcome measures are suggestive of positively favouring the intervention
group. Even in this instance, however, despite the number of formal sources of help available being
lower in the intervention arm than in the control arm at 12 months, the helpfulness rating [rated
between 0 (not at all helpful) and 4 (extremely helpful)] of these sources when they existed was 0.40
higher in the intervention group (95% CI 0.22 lower to 1.02 higher).

Residual plots of the models were checked and the normality assumption was reasonably met; however,
in a larger study where the estimates of between-group differences is of primary importance, variable
transformation may be required.

Acceptability of proposed outcome measures
Participants described that questions sometimes required adoption of a best-fit approach; for example,
some parents thought that questions were not applicable because of the age/developmental stage of
the child:

. . . like it always is with questionnaires, the answers didn’t always fit. You felt that you were choosing the
answer but really your answer needed a bit more nuance.

Participants described difficulty in recalling data required to answer the resource use/health
economics questions:

. . . we did need to sit down and check both our diaries ‘did you take him to that doctor, that was a year
ago’, or ‘there’s a speech and language that you took him to’, ‘oh and there’s one that you took him to
an eye appointment’ so we would be relatively organised because we have to be because with so many
appointments we don’t want to miss anything but I can imagine, I don’t know your demographics, but I
would assume that if you were maybe a single mum or a different type of person than us it would have
been quite hard to find all the information because it went quite far back.

Participants identified an error in the scale of the parenting sense of competence measure:

So the tend to agree or tend to disagree actually sounded more negative or more positive than the other
one. So the scales weren’t great and some of the questions were a bit ‘what do you mean by that?’

Participants said that the language section of the Child Behaviour Checklist was difficult to complete
because of the volume of words and difficulties in recall:

But in terms of the questions, I think none of the questions were particularly hard apart from maybe the
number of words he had and what words he had.

One participant questioned the relevance of the finance questions in the study:

I didn’t know why it was relevant to ask about the financial things ‘could you find this X amount of
money in this time?’ The purpose of the study it’s about the child and it’s about his needs and the family
adapt and help manage the child so I don’t know why financial came into it, that would be one thing.
Disability doesn’t really discriminate against class. Everything else was grand. Similar questions have been
asked of me, by therapists, but I did find it a bit intrusive. Why do I need to go over . . . ? I don’t know
what relevance it has. Maybe it’s about social background and how well the child comes on and maybe
if people . . . I don’t know.
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The FMSS was used at baseline with all study participants. Participants were generally apprehensive
prior to completion of the FMSS. For example, some participants thought that the experience would
be difficult and uncomfortable. However, there were contrasting views regarding the difficulty of
completing the measure. Although some participants described the experience as ‘OK’ or ‘fine’ and less
demanding than they expected, other participants described the experience as difficult and ‘emotional’.
Some participants did not like the measure being unstructured and felt unnerved, as though they were
being tested. At the 3-month follow-up, some participants described how they declined to complete
the measure because it was so demanding:

Yeah. I think the second time I declined to do that bit just because I didn’t feel I had 2 minutes worth of
talk in me.

I was thinking it was gonna be difficult and the first time when I done the recording I actually prepared
little notes for myself but once I started talking and she told me ‘that’s it, finished’ and I was like ‘Oh, OK
. . . it was fine. I was actually surprised at how a lot I had to say about [study child].

It is also possible that completing the measure over the telephone was not appropriate. One
participant described the lack of body language/gestures from the researcher while completing the
measure over the telephone intimidating:

But it is a wee bit unnerving because you are not doing it face to face so you don’t get any reaction you
just have silence at the other end of the phone. So it can be a bit unnerving. You feel like you are being
tested. Five minutes seems to be quite a long time when you’re talking about the child . . .

Feasibility testing of the intervention

Objective: the feasibility of recruiting suitable service provider organisations and
facilitators to deliver the E-PAtS intervention
The feasibility of delivery of recruiting suitable service provider organisations is discussed and the
acceptability of facilitator training, as detailed in qualitative interviews, is reported.

Recruitment of service provider organisations
Service providers for this study had been identified through the research team’s contacts and Mencap
had provided a supporting letter for the funding application. Therefore, no process of service provider
recruitment was required during the feasibility study.

Facilitators selected to deliver intervention
Although E-PAtS had been previously delivered in Northern Ireland, a new cohort of facilitators was
recruited and trained to deliver the intervention at all three sites. In accordance with E-PAtS protocols
(see Chapter 2), facilitators included both professionals and family carers. Facilitators were recruited by
Mencap Northern Ireland and the local Mencap Barnet group, with support from the E-PAtS programme
developers. Facilitator job descriptions were available that detailed desirable skills, attributes and
experiences for facilitators. Professional facilitators were all pre-existing members of staff within the
provider organisations. Family carer facilitators were parents of children or adults with a disability
who were subsequently paid by provider organisations to attend training and deliver the intervention.
As is standard for the E-PAtS programme, facilitator training was conducted in group format (with a
combination of family carer facilitators and professional facilitators) over a 5-day period and was led by
an E-PAtS programme trainer. One training group was co-ordinated in site 2 and another covered both
sites 1 and 3. Training comprised theory and practical exercises and all facilitator pairs were supervised
by an E-PAtS programme trainer during their first delivery of the programme (which included all
interventions in the trial at sites 1 and 3 and the first intervention group at site 2).
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Site 1
Two facilitator pairs delivered E-PAtS groups to families in the intervention arm at site 1. This
comprised one male family carer facilitator and female professional facilitator dyad who delivered
one group, and one female family carer and female professional dyad who delivered a second group.

Site 2
Five facilitators were involved in delivering E-PAtS groups to families in the intervention arm at site 2.
A female family carer facilitator and female professional facilitator delivered all sessions for two of the
groups together. A further female family carer facilitator, female professional facilitator, and a female
facilitator who was both a family carer and professional worked in combination to deliver a third group
(with a dyad that reflected a family carer and professional ensured in each case).

Site 3
Three facilitators were involved in delivering the E-PAtS programme to a group of families in the
intervention arm in site 3. This comprised one male family carer facilitator who delivered all sessions
for the group, one female professional facilitator who delivered three sessions and one female
professional facilitator who delivered five sessions.

Acceptability of facilitator training
Facilitators reported having enjoyed the training. They commented positively on the quality and depth
of the information and the fact that information provision took place alongside seeking the views/
experiences of trainee facilitators. These aspects of the training had helped those participating to ‘make
sense’ of the information provided and the rationale for the different activities that were delivered to
family carers during the programme:

We learnt quite quick but it was quite in depth so we went into quite a lot of psychology and the basis
behind what makes the training work, not what we were going to teach the parents particularly but to
give that understanding of the background that formed it and the science behind it I suppose and that
was very useful to draw on during our training . . .

Guidance on practising strategies to manage emotions (of the self and others) in the groups was seen
as useful. Training covered (and emphasised) the creation of a suitable environment for running the
groups (e.g. not judging people), which was valued. These positive assessments of the training course
led participants to feel that they had received the training and information they needed to be able to
deliver programme sessions to families.

Objective: adherence to the intervention, reach and fidelity of implementation of the
E-PAtS intervention through attendance records, evaluation of session recordings and
participant/facilitator qualitative interviews
Intervention adherence is discussed both in the context of attendance patterns and in barriers to and
facilitators of attending, as discussed in qualitative interviews. Intervention fidelity is assessed through
the evaluation of session recordings and self-completed checklist.

Intervention adherence
The E-PAtS intervention was attended by:

l main family carers recruited to the study
l second family carers recruited to the study
l second family carers or family members not recruited to the study (i.e. non-study attendees).

Main family carers were eligible if they could attend the E-PAtS intervention. Eligibility for second
family carers was not dependent on availability for intervention sessions. However, second family
carers were invited to E-PAtS group sessions. In addition, some family members who did not take part
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in the study (for unknown reasons) later expressed an interest in attending the E-PAtS group sessions.
These family members attended as non-study participants and, for these family members, only
attendance data were collected.

Adherence to the E-PAtS programme was defined as at least one family carer from a family attending
five of the eight E-PAtS sessions (see Chapter 2). According to this definition, 26 out of 37 families
adhered to the intervention (70.3%). In terms of session attendance, four families attended zero
sessions (10.8%) and seven families attended all eight sessions (18.9%). The modal number of sessions
attended by a family was seven (11/37 families, 29.7%) (Table 15).

Warwick–Edinburgh Mental Wellbeing Scale scores at baseline and 12 months by
adherence and attendance
Figures 2–7 illustrate WEMWBS scores by adherence and attendance. Descriptively, there is some
evidence to suggest that average WEMWBS scores are higher with adherence and increasing
attendance. However, higher average baseline scores for those with adherence or attendance was
also observed.

Relationship between adherence, attendance and availability of proposed
outcome data
Figures 5–7 illustrate that adherence and attendance were associated with the availability of the
WEMWBS at 12 months. This pattern was clearest for adherence, with availability of WEMWBS scores
at 12 months being higher for participants with higher levels of adherence.

TABLE 15 Adherence and family-level attendance (37 families)

Adherence and session attendance Category
Intervention families
(N= 37), n %

Five or more sessions by at least one family member Not adherent 11 29.7

Adherent 26 70.3

Number of sessions attended by at least one family member 0 4 10.8

1 0 0.0

2 2 5.4

3 0 0.0

4 5 13.5

5 6 16.2

6 2 5.4

7 11 29.7

8 7 18.9

Number of sessions attended by main family carer 0 4 10.8

1 1 2.7

2 3 8.1

3 2 5.4

4 6 16.2

5 5 13.5

6 1 2.7

7 9 24.3

8 6 16.2
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FIGURE 2 Warwick–Edinburgh Mental Wellbeing Scale scores at baseline and at 12 months post randomisation by
adherence. Plot created for those participants with both baseline and 12-month WEMWBS data available.
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FIGURE 3 Warwick–Edinburgh Mental Wellbeing Scale scores at baseline and at 12 months post randomisation by
family attendance. Plot created for those participants with both baseline and 12-month WEMWBS data available.
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Exploratory complier-average causal effects analyses
Table 16 provides the original analysis of the proposed primary outcome for a definitive trial
(i.e. WEMWBS at 12 months): an equivalent analysis using a single-level model with SEs inflated
for clustering of participants within families and findings from the CACE analyses. The models
imply that the effect of receiving the intervention (rather than just being randomised to it) either
as adherence or as increasing attendance is associated with further gains in well-being at 12 months
post randomisation.
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FIGURE 6 Relationship between family attendance and availability of WEMWBS at 12 months.
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FIGURE 7 Relationship between main family carer attendance and availability of WEMWBS at 12 months.
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Barriers to and facilitators of E-PAtS attendance
A number of barriers to participants attending sessions were discussed in qualitative interviews.
Responsibilities at home, including child care, or if another family member had an event or illness/
medical appointment, resulted in participants not attending sessions. In addition, work responsibilities,
including working shift patterns or difficulties arranging time off with employers, were a barrier. These
were also provided as reasons why partners did not attend the sessions, as one family carer may
have been required to work or stay at home. Finally, the length of the journey to the venue and/or
unreliable public transport affected attendance rates:

It was just getting somebody to look after [name] I suppose because he does have complex needs and
I can’t just leave him with anybody. That was probably the biggest challenge.

. . . our older children do various after school activities and things like that, football Thursday nights or the
night it was on . . .

The only thing for me would be the availability of it because of my shift pattern, I mean my shift pattern
is a terrible shift pattern, but it just meant I didn’t get the full benefit out of it.

Fidelity: evaluation of session recordings
A total of seven observation recordings (two of which were video-recordings and the remainder were
audio-recordings) were available for analysis. These covered sessions 4 (n = 1), 5 (n = 2), 6 (n = 2) and
8 (n = 2) and all intervention deliver sites (site 1, n = 4; site 2, n = 1; and site 3, n = 2). One of the
recordings covered an entire session, with the majority capturing part of a session.

On average, 95.7% (range 88–100%) of checklist items were observed to occur in recordings, with
100% of items observed during four of these recordings (Table 17).

Five (27.8%) out of a total of 18 group sessions were not recorded because of technical issues or
errors. Two (33.3%) out of six groups did not provide consent to record the group sessions. Evidence
from qualitative interviews suggested that participants may not have felt comfortable with the
recordings because of the sensitive nature of the group discussion:

I think maybe definitely not the videos, where you’re filming people but recording, that’s OK, but I think
you need to take the video, because nobody wants their face in that, especially if they’re talking about
something so important and close to them, they want people . . . their reaction and how they’re gonna
speak, they want people to feel free to do it. If they’re being filmed that’s a big no, no to me. If it was me
sitting there I wouldn’t want to be on camera talking about somebody like that.

TABLE 16 Between-arm differences on WEMWBS at 12 months post randomisation with and without accounting for
adherence or attendance (47 family carers within 39 families)

Model Adjusted mean differencea 95% CI

Two-level model 3.96 –1.39 to 9.32

Single-level modelb 4.38 –1.02 to 9.78

IV regression accounting for adherenceb 5.05 –0.70 to 10.79

Maximum efficacy based on family session attendance 5.84 –0.80 to 12.40

Maximum efficacy based on main family carer attendance 6.84 –0.84 to 14.53

Maximum efficacy based on main family carer attendance,
main family carer responses only (n = 36)

4.85 –3.71 to 13.41

IV, instrumental variable.
a Adjusted for baseline WEMWBS score and site.
b Cluster robust SEs account for clustering of participants within families.
Reproduced with permission from Coulman et al.41 This is an Open Access article distributed in accordance with the
terms of the Creative Commons Attribution (CC BY 4.0) license, which permits others to distribute, remix, adapt and
build upon this work, for commercial use, provided the original work is properly cited. See: https://creativecommons.org/
licenses/by/4.0/. The table includes minor additions and formatting changes to the original.
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Fidelity to curriculum components
Facilitators were asked to complete a session summary form at the end of each session to indicate
what session components were completed. Per cent of components delivered ranged from 85% to
100% (97.1% overall) (Table 18).

Factors affecting implementation fidelity
Data from qualitative interviews with facilitators indicated that facilitators believed that they had
succeeded in delivering most session activities with good fidelity. Facilitators appeared to be
committed to delivering the programme as intended and felt confident in doing so. This was linked
partly to receipt of the facilitator training, which had helped them to understand the purpose and
ordering of activities:

I actually fully understood the aims and how to get those key messages across. I understood, along with
my parent [facilitator], the function behind each session and how they all sort of linked in and carried
through and we were able (from the feedback we got at the time) we were able to actually get those
messages across.

Practitioner

TABLE 17 Percentage of checklist items completed per session

Session
Percentage of checklist
items completed

Site 1

Session 4 (video) 94

Session 5 100

Session 6 100

Session 8 100

Site 2

Session 6 (video) 100

Site 3

Session 5 88

Session 8 88

TABLE 18 Session components delivered as reported by facilitators

Group, site n/N (%) complete

Group 1, site 1 189/199 (95 complete) (did not return session 8)

Group 2, site 1 195/199 (98) (did not return session 8)

Group 1, site 2 174/174 (100) (non-attendance meant that sessions 7 and 8 did not run)

Group 2, site 2 203/203 (100)

Group 3, site 2 200/203 (99)

Group 1, site 3 80/94 (85) (some sessions missing data)

Total 961 components (97.1)
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The provision of a facilitator manual was also seen as helpful in enabling smooth progress through key
activities. A number of facilitators described the importance of the time they spend preparing for each
session in enabling them to deliver programme activities effectively:

I personally took a lot of time to prepare because that just is how I am, I’m not good at . . . I like to do a
lot of preparation before, I’m not comfortable with ad hoc and just doing things. I much prefer to really
prepare on things so it was fine. I think if I’d have had to do it without much preparation that would have
worried me, but I had a chance every week to have a good think. I used to spend a day before planning
what I was going to say and how that was going to go, that was always needed for me. I’ve never thought
‘we don’t need to sit down’. It always helps me.

Facilitator

The importance of creating effective partnerships between co-facilitators was also highlighted:

. . . with the first person that I facilitated with we just we worked really well together, I think. It was quite
a natural partnership I think between me and [name of co-facilitator] and we were agreeable to keep to
time and we did manage to get most the information that we wanted to from each session, I don’t think
there was any week that we didn’t get through it all and we pretty much kept to time.

Facilitator

We had a great relationship with loads of preparation time together and everything went smoothly. We
felt the same about how each session went and difficulties. We did have a couple of difficulties with one
carer and we were able to come to an agreement on how to handle it and it was fine, it was all good.

Facilitator

Facilitators described being aware that some flexibility in the focus of group discussions, such as on an
aspect of the material that had particular relevance for them, was permitted, as long as all intended
intervention activities were covered:

I think [trainer] was happy enough if you were asked a direct question or you knew something yourself
that could help a family or if you could explain something in a different way, I think he was more than
happy for you to do that. As long as you cover the content and don’t leave great chunks of it out, as long
as you get through all the content, the way you do it I think he led us to believe that was fine. There has
to be room, you’re not just standing there like a robot reading it, you’re interacting with people and
respond to how or what questions they’re asking you, I don’t think that would ever be an issue.

Facilitator

A key skill that facilitators described employing was deciding to what extent group discussions around
a particular point (including those not directly related to the focus of the intervention session) should
be allowed to continue before bringing participants back to the planned material:

Err well I mean we managed to cover everything that was in the course. As I said sometimes these
digressions to other more pressing issues that were on people’s minds. So, someone would come along
and say, ‘I visited such a such school yesterday and I’m getting this advice, and I’m getting this advice
from people’ and then we’d go on to that topic for a bit, but I don’t think you can change the course of
that it’s just you need to have a little bit of flexibility to allow people to offload, I guess, what’s really on
their mind.

Facilitator

When children of participants were present in the session, this could make covering planned activities
more difficult. Likewise, practical issues, such as problems with Wi-Fi connections (for access to
programme videos), were also mentioned by facilitators.
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Objective: the acceptability of intervention delivery to service provider organisations,
facilitators and family carers through qualitative interviews
The acceptability of intervention delivery to participants and service provider organisations is reported
in the context of intervention receipt and perceived impacts of the E-PAtS programme. Key mechanisms
through which the E-PAtS programme works are discussed.

Intervention receipt
Parents were overwhelmingly positive about the group atmosphere. Participants enjoyed the informal
and friendly environment:

I did expect when I went to be in a big huge board room and there would be lots of people there and it
would be very formal and everything . . . but it was very intimate, everyone was very friendly, everyone
was on first name terms – it was just appreciated.

Peer support was an important aspect of the group sessions. Participants described how the interactive
nature of the group allowed participants to share valuable experiences with one another in a confidential
manner. Participants attending the group with other parents who had experienced similar situations to
themselves was considered an important aspect of the course.

Participants described how they appreciated that they did not feel judged and were supported by the
facilitators and other members of the group. Facilitators spoke about how the group members were
very supportive of one another, despite the sensitive content of the course:

I think everybody was prepared to open up and speak frankly and there was an understanding that what
was said in the room stayed in the room and I think people did feel able to open up and kind of wanted
to support each other.

We were openly talking about our problems without thinking that we were being judged or anything.

. . . there was a lot of emotion in every group that I had, there was a lot of different emotion and upset,
and a lot of support.

Facilitator

However, in contrast, it was suggested that a lack of cohesion in one group may have been due to variations
among group members in the current challenges being faced by parents and the child’s clinical diagnosis:

I thought it would have been better to be honest. I think it was because the children were so different.
Again, in an ideal world if you were able to separate the group into children with autism and behavioural
challenges, and children with complex needs and medical issues I think there would have been more
cohesion between group members, but we were all so different.

The group sessions were described as informative, but interactive and not didactic. Participants described
the programme content positively and found the handouts a useful reference tool at the time and
subsequent to the course end. Participants were satisfied with facilitators’ knowledge and willingness to
provide extra resource when requested or helpful. Practical activities seemed popular and beneficial
among group members, particularly an activity in session 4 that was used to demonstrate the frustration
children may experience when trying to communicate. Furthermore, participants appeared to appreciate
the role-play exercises, despite initial apprehension:

. . . it’s fantastic that you’re able to have almost like a manual to go back to, to sort of just refer to.

. . . it was easy for us to ask any questions and they answered them. Sometimes they tried to find even
much more information than was in the handouts.
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. . . you had to try and communicate what is on this page for the other person to draw and it was virtually
impossible and that really had us in tears, I was like ‘oh I feel so sorry for him!’ That was massive. That
really . . . I found very, very hard but also a brilliant way of understanding where he was at.

The course was evidence based and this allowed parents to understand the reasons behind certain
behaviours that their child showed:

I liked the grounding of the topic in research and evidence.

However, some parents described how the information provided was quite basic or that they were
being provided with information of which they were already aware. There was conflicting feedback
regarding the relevance of some of the programme content. Although some strategies (e.g. sleeping/
eating) were considered irrelevant for children with certain medical conditions, other parents described
how all of the topics were relevant:

. . . there was quite a lot of information I already knew from various things I’ve read a lot myself, been to
various things.

. . . he’s physically sick and has to be up on suction so he wants to sleep but because of his medical
interventions he can’t. So there’s no quick fix for that.

Participants were overwhelmingly positive about the E-PAtS programme facilitators. Participants
praised facilitators’ professionalism and described how well the groups were facilitated, particularly
when faced with difficult situations in the group or dominant personalities. Participants appreciated the
preparation involved in organising the groups, such as the professional presentation of information and
additional touches, such as refreshments. Additional information, often local information and not part
of the course content, was also provided by facilitators if requested:

They were very friendly, very open, you know. They don’t judge anybody, so it was very OK. They did it
very well, they handled it very, very well.

So yes, there’s a big dynamic but the course leaders handled it very well.

It was clear that the people who were delivering the course had spent ages getting the presentation set up
and supplied biscuits and good coffee.

Facilitators were described as empathetic and genuine. Participants valued family carer facilitators
sharing past experiences and ideas, and were comforted by the fact that facilitators had ‘walked the
road themselves’:

. . . the way they talked about their own experiences, you were sitting there thinking ‘oh my goodness,
they’ve been through this’ and it was lovely to hear, it made you warm inside (I know that sounds corny!)
but it made you think ‘oh I can do this, they’ve been through this, they’re out the other side (I suppose) of
this’ and it was really reassuring.

. . . very sympathetic to everyone and the stage that everyone was going through so that was nice rather than
someone who had just been there and who basically didn’t have a clue what you were going through.

Participants also appreciated the additional effort facilitators made to source local and individual
information:

What was interesting was that a lot of the stuff that we could get support with was based in Mencap and that
London area, so I couldn’t access any of that support because I don’t live there, I live in Kent. So what was
lovely the following week the lady came back with a list of all the stuff in my local area. She spent time looking
for it in kind of Folkestone and Dover which is where I live, which is really lovely, you know.
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Facilitators reported that most participants were receptive to the content of the group sessions;
however, a minority of participants did not engage fully. Strategies taught in the group sessions were
attempted at home and discussed subsequently in group sessions. Most participants appeared
comfortable to share experiences in the group setting and facilitators described speaking to
participants individually if they felt it was necessary:

. . . we had some who were really appreciative of the information we were feeding to them and then we
had one or two that I felt like perhaps it was not necessary for them or it might have been various
reasons that they felt we were not giving them anything new or they’d heard it all before.

I’ve always worried before I delivered that somebody would say ‘oh that’s not going to work for me’ or
‘that’s stupid that won’t work’ that kind of negative opinion but it never came up, people were always
very receptive to things.

. . . that was important as well, to try and help them say what they needed to say but if they wanted to
do it later on a 1 : 1 basis that was fine.

Perceived aims of the E-PAtS programme
Facilitators were questioned about what they considered the intervention aims to be. Empowering
family carers in a person-centred course was considered a key aim to enable parents to ‘become
experts’ on their child and not just to learn through didactic teaching. Peer support was considered
an important mechanism by which the E-PAtS programme works. For example, facilitators spoke of
the value of understanding other parents’ struggles and learning strategies from other parents.
Additionally, facilitators recognised that family carers may have previously felt isolated prior to the
course and that it was valuable to meet other family carers in similar situations. A key aim of the
E-PAtS programme was to provide information and also signposting to support services currently
available. Family carers were taught to understand their child’s more difficult behaviours and to have
realistic expectations following the course. Finally, the importance of family carers looking after
themselves was instilled throughout the course:

It wasn’t experts lecturing parents, because I think parent/carers have had enough of that. It was sharing
their own experience and their own struggles and valuing the parents input which I think is quite strong in
the ethos of E-PAtS.

. . . at the end of every module it was ‘you can only do so much, so look after yourself first’.

. . . the big thing is breaking the isolation for people who may have been the first experience they have of
having conversations with other parents.

I suppose for me it was providing the information to people around the particular areas that were covered
in the course. So, you know, the sleep, challenging behaviour, the communication, the life skills, looking
after yourself.

They’re not unrealistic. There’s no magic wand at all . . . We wouldn’t say to someone ‘we’ve got a magic
wand; we’re gonna cure these sleep problems’.

Key mechanisms through which the E-PAtS programme works
In qualitative interviews, family carers and facilitators described four main processes through which
learning and potential impacts from the E-PAtS programme occurred: (1) peer support, (2) direct
learning from intervention activities/materials, (3) the sharing of learning with other family members
and (4) signposting to sources of further support. First, as noted above, peer support appeared to
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comprise multiple dimensions, including reducing isolation, creating a safe space in which to share
experiences, the normalisation of these experiences and the opportunity to learn from others in a
similar situation. Group dynamics and interaction therefore helped to generate learning and support,
which, to some extent, transcended or cut across specific activities and developed during the course.
When participants missed one weekly session, facilitators would often provide a recap or catch-up the
following week, and some group discussions carried over from one week to the next:

. . . at the end we had one lady who came to probably the last two sessions so we had to try and catch up
with her, put her up to speed on what we’d been discussing up to that point. So it was like, even though
the other parents were happy for us to do that because then they could sit there and reflect on what they
were talking about before and we didn’t make it long-winded, we just kept it short and brief, just so that
one parent . . . and we said ‘do you mind?’ and they were ‘oh no, no, we don’t mind because we can’t
remember some of it so we don’t mind hearing it again’.

Facilitator

The second process (i.e. direct learning from E-PAtS programme activities) comprised the learning of
new insights and strategies that parents/carers were introduced to during the programme by the
facilitators, including the importance of self-care, understanding their child’s behaviour and, more
generally, reflecting on the way in which they interacted with their child:

I didn’t even know that brushing teeth had different steps. I thought it was just brushing teeth, I didn’t
know it was like opening the toothpaste and then putting a little bit on it and putting it in the mouth, it
has different levels. I didn’t know these things so they told us and we found out how difficult it might be
for my child.

1B01A

Third, and linked to individual-level learning, many shared this learning from the programme with
family members, including encouraging them to adopt strategies acquired during the E-PAtS sessions:

That was a nice feeling as a facilitator that people came back and people were saying ‘this is amazing you
know’, people were emotional and saying we went home and shared this with grannys and grandads and
they used it; for example, the challenging behaviour section I remember one mummy said ‘my parents just
think he is being naughty’, her child was autistic, ‘but when I showed them this information and explained
it to them they kind of got it for the first time’. That’s incredible that that was going to change her life and
potentially her child’s life because it was just looking at things in a different way.

Practitioner

There appeared to be some variation, however, in the response of family members to the sharing
of learning from the programme and the ease with which it could be integrated within everyday
home environments:

I did discuss with him but by the time I got home everything I said to him was ‘we had 3 hours of
sessions’ and everything I said to him was less than 15 minutes because when I was telling him about it
‘OK, this is what we should not do, this is what we should do’ observation and all that, ‘OK, OK, OK but
you understand everything I’ve said to you, right?’ and he said ‘yes’, ‘OK carry on’, it’s just the way they
are, ‘alright . . .’. He didn’t really show any interest to learn from me, so he didn’t encourage me to say
more sadly.

I shared it with the dad because I’m telling him ‘he has [?]’ so I’ve been able to share some stuff with him
which he understands very well now.
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Fourth, signposting of services was an important way in which families were linked to additional
support and resources:

The first session as well was lots of signposting to organisations so having that information and knowing
where they can go. A lot of them were already plugged in to [site 2] Mencap services so I think they
would have already known who they could go to to ask for support, but hopefully E-PAtS has just kind of
reiterated that. But for a parent who perhaps hadn’t done anything with Mencap before then it would
have provided them with a lot of information that signposting.

Facilitator

I think what I think generally what I think is good about E-PAtS has really done lots for parents like me
because it has allowed me to see that I am not alone, and having other parents share their experiences
and it has really helped me calm down, knowing that I’m not alone. If I need to, if I’m worried or feel
down at any point in time, I can easily approach the pre-school team and that’s really helped.

As can be seen from the above quotation, the sense of being connected to others encompassed
professional support services and also a broader feeling of being connected to others.

Perceived impacts of the E-PAtS programme
Participants described improved mental health and positivity as a result of attending the E-PAtS group
sessions. Participants described learning to ‘take care of themselves’ by allocating time for their own
well-being. Participants described increased confidence both when managing their child’s challenging
behaviour and when advocating for their child to medical professionals. Understanding why their child
may demonstrate challenging behaviour resulted in participants handling their child’s ‘meltdowns’
better through improved patience and an overall ability to cope:

I was suffering from depression but now I’ve stopped taking my medication.

One of the daddy’s said ‘I haven’t been out on my motorbike in years and I just took myself out on my
motorbike for a while’.

Facilitator

I’m not intimidated by doctors; if I don’t feel my son is getting the care he needs I will say something.

I don’t worry so much about people judging me if he’s having a meltdown in the middle of TK Maxx
[Watford, UK] because I won’t get him a dinosaur he’s holding.

I’ve been able to know certain behaviours that come with autism, so I’m not surprised any more when he
acts in certain ways.

There are times I go on the internet just to see what can I do and everything in there is stories, stories,
stories. I don’t know what to do, I was just confused. So I cried, ‘what do I do? A beautiful little boy, what
do I do with you?’. So when I went to the sessions it was so helpful, you cannot imagine.

Peer and professional support resulted in participants feeling acknowledged and ‘not alone’. Attending
the E-PAtS programme resulted in improved parent–child relationships with siblings of the child with
intellectual disability. For example, participants described improvements in communication and
increased duration of quality time spent with other children.

Participants described acting on specific information provided in E-PAtS group sessions. Strategies for
assisting with living skills, including sleep, brushing teeth, eating and dressing, were introduced at
home. Parents also described breaking down steps of individual tasks, such as brushing teeth, to make
difficult tasks more manageable for the child. Participants described establishing routines to encourage
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positive behaviours and discourage challenging behaviours. Participants encouraged independence by
allowing the child to attempt to dress, wash or feed themselves, and encouraged other family members
to do the same. Furthermore, participants described actively involving siblings in the child’s care, which
in turn has had a positive impact on the child’s behaviour and sibling relationships:

. . . it was kind of the living skills, and the idea of breaking them down into parts of the task . . . I’d have to
do that [brush teeth] for him, but he can go in the downstairs toilet and get his toothbrush and toothpaste
and bring it to me and afterwards he can put it back and after I’ve brushed his teeth I can let him brush his
teeth after.

. . . with the likes of routine ‘and put this into place’ because now on her [Grandma] wall I have this chart
that we can now go down and be like ‘no, this is what we’re gonna put into practice’.

But my mum would do everything . . . and I’d say ‘no no let him do it himself’ and there are things he can
do even if you need to load the spoon for him it doesn’t mean he can’t put it in his mouth.

Facilitators and participants described how attending the E-PAtS programme sessions had a positive
impact on communication, including using symbols, with their child and their child’s behaviour:

. . . this one family it made such a difference to them, it really, really did and to see the change in their
child from one week to the next with a few simple strategies, one of which was remaining calm when the
child is doing what he’s doing and you’re afraid of him hurting themselves, not running in there and being
as excitable and anxious as the child but just bring it all down a notch, that was the main thing that she
took away from that and it had such a big impact, that was brilliant.

. . . some of the people there had children who had ASD [autism spectrum disorder] who had presented
with things that [study child] presented with, I was given tips and stuff, so I can’t pinpoint exactly what,
but certainly it had a really positive impact at home.

Sharing of knowledge from the E-PAtS programme with others – which was identified as a key
programme mechanism – enabled individuals and organisations to adopt new practices or to act as a
support mechanism for parents:

And that was again highlighted so it’s OK to struggle at times but to reach out and get support and talk
to other parents, that was a big thing that really helped, talking to other parents.

It was great because now my child’s school has now brought in that aspect of it. They’re using that a lot
now at school. . . . to help with his communication and his choices and things throughout the day.

Yes. I shared it with the dad . . . which he understands very well now.

Usual practice

Objective: usual practice in this setting and use of services/support by intervention and
control participants
Usual practice in this setting was assessed by (1) service use data collected at 3 and 12 months’
follow-ups (see Objective: the feasibility of conducting an embedded health economic analysis in a definitive
trial), (2) an online UK survey of parents of young children with intellectual disability, and (3) perception
of usual practice through interviews with family carer facilitators and service provider organisations.
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Usual-practice survey of parents of young children with intellectual disability
Rather than survey parents of young children with intellectual disability nationally for the feasibility
study only, we took the opportunity to include a question about usual practice in a separate online UK
survey being carried out by the research team at the University of Warwick. The survey targeted a
similar population to that for whom the E-PAtS programme was designed. In summary, 673 parental
carers from across the UK participated in the survey. The majority of the children were male (n = 481,
75.0%) and the mean child age was 4.78 (SD 1.78) years. The sample included children with a variety
of different disability diagnoses/labels that were suspected or diagnosed. The most common were
autism (n = 524, 77.86%; 50.52% diagnosed, 12.04% in assessment, 15.30% awaiting assessment),
special educational needs (n = 390, 57.95%; 43.98% diagnosed, 8.47% in assessment, 5.50% awaiting
assessment), intellectual disability (n = 328, 48.74%; 33.43% diagnosed, 6.84% in assessment, 8.47%
awaiting assessment), developmental delay (n = 317, 47.10%; 37.44% diagnosed, 5.65% in assessment,
4.01% awaiting assessment) and social communication disorder (n = 214, 31.80%; 17.09% diagnosed,
6.39% in assessment, 8.32% awaiting assessment). The majority of parental carer respondents were
the child’s biological mother (n = 613, 91.1%), although a few were biological fathers (n = 28, 4.2%),
adoptive mothers (n = 13, 1.9%), grandmothers (n = 10, 1.5%) or other carers (n = 5, 0.7%). The age
range of parental carers was 22–72 years, with a mean of 36.54 (SD 2.29) years, and the majority of
parental carers were female (n = 633, 94.1%).

Participants in the online UK survey were asked if, in the past 12 months, they had received an
intervention or focused support for their child or for themselves. Less than one-third of participants
(29.3%) reported that their child or themselves had received such an intervention or support. If
participants reported that they had received intervention/support in the preceding 12 months, they
were also asked to briefly describe this intervention/support. Analysis of these responses showed that
10.5% of survey participants clearly named a parent training/support intervention [including EarlyBird
(National Autistic Society, London, UK), The Incredible Years parenting programmes, Stepping Stones
Triple P or therapy/counselling for themselves]. Therefore, usual practice for families of young children
with intellectual disability and related conditions in the UK rarely includes parenting group programmes.

Participant perceptions of usual practice
The E-PAtS course was described as unique to other courses available to family carers of children with
intellectual disability. Facilitators and participants valued that the E-PAtS programme was designed and
delivered specifically to parents of children with intellectual disability and was not a generic parenting
course. Participants valued attending and sharing experiences and knowledge of local support available
with other parents of children with intellectual disability. The co-delivery aspect was considered to
differentiate the E-PAtS from other courses available (i.e. participants welcomed the interactive course
delivery, compared with the ‘lecturing’ styles of other courses). Participants and facilitators described
the E-PAtS programme as a positive course in the way the content was organised, the way the course
was structured and the course’s child focus. The E-PAtS programme differed from other courses
available because it was developed specifically for children aged < 5 years and dealt with addressing
challenging behaviour:

. . . other programmes I’ve delivered and we’ve had a range of ages and the one that I can think of
particularly, the ones with the older kids really scared the ones with the younger kids because they were
saying ‘mine does this’ sort of thing but I think because they’re all of a similar age that’s a very positive
thing as well.

. . . not many courses talk about challenging behaviour and I think it’s an area that is very . . . it can cause a
lot of distress to parents and children and it’s very needed to be understood, to be able to deal with it really.

You get sent on courses or sent to groups where you might be the only parent there with a child with
additional needs and that is really tough and generally people were saying we just don’t go, we just don’t
do it, why would we because it just makes us feel worse than before we went.
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. . . very much someone standing, a professional person standing and speaking in a lecture format and
that’s fine. I think what E-PAtS brought that was really different was that opportunity for discussion
around those sorts of things and to talk about personal experience and share that and learn from others,
and, as I say, as much about getting advice and tips and that support generally, and understanding.

Feasibility/recommendations for a future trial

Objective: service provider organisation willingness to participate in a definitive trial
Service provider willingness to participate in a definitive trial was assessed using surveys provided to
potential service provider organisations.

Service provider organisation survey results
The survey that was distributed to organisations that were representative of those likely to be invited
to provide the E-PAtS programme within a future trial produced 15 responses. There was significant
interest in running the E-PAtS programme, which was seen to have strong fit with the organisations’
roles and purpose. Although delivery of the intervention was broadly seen as feasible, much lower
levels of perceived feasibility were reported for the provision of funds to train facilitators and, to some
extent, other aspects of funding needed. There was significant variation (mainly linked to organisational
structure/purpose) as to whether or not respondents thought fulfilling staff requirements would be
difficult to achieve.

The majority of organisations (13/14 organisations that answered the relevant question) indicated that
they were somewhat or very likely to participate in a future RCT.When respondents indicated uncertainty
concerning participation in a future trial, this was linked to two main issues: (1) the feasibility of securing
additional/external funding for training and programme delivery and (2) the need to consult with and gain
approval from senior management. Although some respondents did raise concerns about the trial design
(and randomisation of participants to a control condition), this did not appear to be a major obstacle
to participation. The key barriers that would need to be addressed were the resources required to
deliver the programme and the provision of sufficient time to address this prior to the start of
programme implementation.

Suggested improvements to the E-PAtS programme
Parents and facilitators expressed different views on the age of the child for whom the E-PAtS
programme may be suitable. Some parents/facilitators thought that parents of older children or
children who had received a diagnosis would benefit from the course, whereas others suggested that
the course was introductory and more suited to parents of younger children. Some participants also
suggested that group members would benefit from groups that were focused on a specific disorder
(e.g. different groups for autism, Down syndrome, etc).

Suggested improvements to the course content included improvements to the presentation of the
handbook and the slides, which were considered to be too scientific and sometimes not appropriate,
specifically the developmental table in the communication session 4. However, the developmental
table in the session has since been removed from the E-PAtS programme content. Some participants
suggested that the course sessions were too long and could be shortened without compromising the
content. Some groups experienced a double session (structured to help fit all sessions into available
time frames for families and organisations) during delivery and this was sometimes experienced as too
long, and it was proposed that sessions should not be combined.

Facilitators and participants who facilitated/attended smaller groups expressed the view that larger
groups would be preferable and emphasised the importance of local groups so that the course is
accessible to more parents. Guest speakers who were experts in certain areas of child development,
optional one-to-one sessions and follow-up group sessions were also suggested as desirable.
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Objective: the feasibility of conducting an embedded health economic analysis in a
definitive trial
The feasibility of conducting a health economic evaluation in a definitive trial was assessed in this
feasibility study.

Cost estimation for delivery of the E-PAtS programme
The results of the cost estimation for delivery of the E-PAtS programme are provided for each study
site in Table 19 (as of 17 April 2020). The cost components are aggregated into three categories:
(1) staff costs, including supervision, planning, direct delivery, meetings with professionals, telephone calls
and paper work; (2) travel costs, which were based on the distances reported by programme facilitators
and modes of transport; and (3) other costs, such as costs of refreshments, reimbursed participant travel
and child-care costs associated with delivering the programme sessions.

Table 19 shows the mean intervention costs per session delivered at each site. These varied from
£91.37 (site 1) to £109.55 (site 3). The main driver of the intervention costs per session delivered was
staff costs, which were valued at £61.25 in site 1 and £96.11 in site 3. Initial training costs (set-up)
were £3426.67 in site 3 and £3174.17 in site 1 to prepare new E-PAtS programme facilitators.

Broader resource consequences associated with the E-PAtS programme
Data were collected about broader resource use associated with the E-PAtS programme at 3 and
12 months. These data included parents’ and children’s use of hospital care services (i.e. hospital
inpatient stays, hospital day centres, hospital accident and emergency visits and hospital outpatient
clinic appointments), children’s development centres and children’s day centres, community-based
health care [i.e. general practitioner (GP) services, health visitors, paediatricians, ophthalmologists,
audiologists, speech and language therapies, physiotherapists, psychologists, psychiatrists, dentists,
child mental health services, private child care, nurseries and occupational therapists], community-
based social care (i.e. counsellors, family or patient support, Women’s Aid, housing department services
and Citizens Advice bureau services) and medicines. The resource use questionnaires were piloted to
evaluate participants’ comprehension levels of the resource use questions.

Analyses of broader resource consequences
Resource use items were summarised by trial arm (intervention and control) and follow-up period.
Means and SEs for resource use values by resource category were estimated by trial allocation group
for each of the follow-up periods, namely months 1–3 and 4–12.

Tables 20 and 21 present resource use values for parents and their children, with complete data by
trial allocation and study period. With respect to children, the resource values are presented for
subcategories of resource item, including (1) health-care services, such as GP services, health visitors,
paediatricians, ophthalmologists, audiologists, speech and language therapies, physiotherapists,
psychologists, psychiatrists, dentists, child mental health services, private child care, nurseries,

TABLE 19 Total cost of delivery of intervention by site (2018/19 prices)

Set-up cost Site 1 Site 3

Initial training (£) 3174.17 3426.67

Mean costs per session (£)

Staff 61.25 96.11

Travel 12.40 8.39

Other 17.72 5.04

Total 91.37 109.55

RESULTS

NIHR Journals Library www.journalslibrary.nihr.ac.uk

70



occupational therapists and other services, and (2) hospital services, such as hospital inpatient stays,
hospital day centres, hospital accident and emergency, hospital outpatient clinics, children’s development
centres and children’s day centres. With respect to parents, legal and social services, such as counsellors,
family or patient support, Women’s Aid, housing department services and Citizens Advice bureau services,
were incorporated in addition to health-care services.

TABLE 20 Resource use values for children with complete data by trial allocation and study period over months 1–3
and 9–12

Resource use

Months 1–3 Months 9–12

Intervention
(n= 32)

Control
(n= 26)

Intervention
(n= 25)

Control
(n= 22)

Health care, social care, voluntary or private service, mean number of contacts (SE)

GP surgery 1.50 (0.32) 0.88 (0.20) 1.20 (0.37) 1.18 (0.32)

GP out of hours 0.09 (0.05) 0.19 (0.08) 0.48 (0.19) 0.23 (0.11)

GP home visits 0.00 (0.00) 0.00 (0.00) 0.00 (0.00) 0.00 (0.00)

General practice nurse 0.16 (0.10) 0.12 (0.08) 0.12 (0.09) 0.05 (0.05)

Calls to NHS Direct 0.06 (0.06) 0.85 (0.77) 0.04 (0.04) 0.05 (0.05)

District nurse 1.22 (0.72) 0.96 (0.77) 0.60 (0.48) 1.05 (0.69)

Health visitor 0.19 (0.07) 0.23 (0.08) 0.12 (0.09) 0.14 (0.14)

Paediatrician 0.72 (0.23) 0.50 (0.11) 0.68 (0.14) 0.86 (0.12)

Ophthalmology 0.34 (0.10) 0.50 (0.14) 0.28 (0.14) 0.64 (0.12)

Audiology 0.59 (0.14) 0.46 (0.13) 0.40 (0.14) 0.45 (0.14)

Speech and language 4.19 (0.61) 2.85 (0.62) 4.68 (1.02) 5.50 (1.76)

Physiotherapist 1.72 (0.54) 2.00 (0.83) 1.36 (0.67) 3.14 (1.83)

Psychologist 0.25 (0.20) 0.38 (0.14) 0.16 (0.07) 0.27 (0.10)

Psychiatrist 0.00 (0.00) 0.08 (0.05) 0.00 (0.00) 0.00 (0.00)

Dentist 0.50 (0.13) 0.38 (0.10) 0.88 (0.16) 0.55 (0.11)

Child and adolescent mental health service
provider

0.00 (0.00) 0.00 (0.00) 0.00 (0.00) 0.00 (0.00)

Private child care 4.81 (1.81) 2.96 (2.02) 3.80 (2.42) 3.27 (1.96)

Nursery 6.56 (2.23) 14.12 (4.08) 17.68 (5.01) 20.50 (6.12)

Occupational therapist 2.31 (0.58) 4.31 (2.32) 3.24 (0.94) 4.05 (1.77)

Other health 1.34 (0.77) 0.38 (0.24) 0.12 (0.07) 0.41 (0.32)

Other services 0.44 (0.28) 1.15 (0.71) 0.04 (0.04) 0.09 (0.09)

Hospital or day services, mean (SE)

Hospital inpatient stay (days) 0.34 (0.24) 0.58 (0.54) 0.16 (0.11) 1.77 (1.19)

Hospital day centre (visits) 0.00 (0.00) 0.08 (0.05) 0.12 (0.07) 0.00 (0.00)

Hospital accident and emergency (visits) 0.34 (0.15) 0.23 (0.12) 0.48 (0.18) 0.27 (0.12)

Hospital outpatients clinic (visits) 0.38 (0.21) 0.65 (0.46) 0.52 (0.16) 0.45 (0.23)

Children’s development centre (visits) 0.44 (0.30) 0.00 (0.00) 0.36 (0.21) 0.23 (0.13)

Children’s day centre (visits) 0.66 (0.44) 0.08 (0.08) 0.64 (0.64) 0.05 (0.05)

Medication use, n (%) 21 (65.63) 12 (46.15) 18 (72.00) 16 (72.73)
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TABLE 21 Resource use values for parents with complete data by trial allocation and study period over months 1–3
and 9–12

Resource use

Months 1–3 Months 9–12

Intervention
(n= 32)

Control
(n= 26)

Intervention
(n= 25)

Control
(n= 22)

Health care, social care, voluntary or private service, mean number of contacts (SE)

GP surgery 1.41 (0.39) 0.85 (0.22) 1.44 (0.56) 0.50 (0.16)

GP out of hours 0.06 (0.04) 0.04 (0.04) 0.08 (0.08) 0.00 (0.00)

GP home visit 0.00 (0.00) 0.00 (0.00) 0.00 (0.00) 0.00 (0.00)

General practice nurse 0.25 (0.10) 0.12 (0.08) 0.12 (0.07) 0.00 (0.00)

Calls to NHS direct 0.03 (0.03) 0.00 (0.00) 0.00 (0.00) 0.00 (0.00)

District nurse 0.13 (0.13) 0.08 (0.08) 0.00 (0.00) 0.00 (0.00)

Health visitor 0.09 (0.07) 0.04 (0.04) 0.00 (0.00) 0.00 (0.00)

Social worker 0.06 (0.06) 0.08 (0.08) 0.08 (0.06) 0.00 (0.00)

Physiotherapist 0.03 (0.03) 0.46 (0.46) 0.12 (0.09) 0.18 (0.18)

Occupational therapist 0.00 (0.00) 0.08 (0.08) 0.00 (0.00) 0.00 (0.00)

Home help 0.00 (0.00) 10.38 (10.38) 0.16 (0.16) 0.73 (0.57)

Psychiatrist 0.00 (0.00) 0.00 (0.00) 0.00 (0.00) 0.00 (0.00)

Psychologist 0.28 (0.28) 0.08 (0.08) 0.40 (0.40) 0.18 (0.18)

Dentist 0.72 (0.22) 0.38 (0.11) 0.76 (0.17) 0.55 (0.19)

Counsellor 0.03 (0.03) 0.35 (0.24) 0.72 (0.53) 0.32 (0.24)

Family or patient support 0.16 (0.13) 0.92 (0.64) 0.36 (0.36) 0.05 (0.05)

Women’s Aid 0.09 (0.09) 0.00 (0.00) 0.00 (0.00) 0.00 (0.00)

Housing department services 0.06 (0.06) 0.04 (0.04) 0.28 (0.28) 0.00 (0.00)

Citizens Advice bureau 0.06 (0.06) 0.08 (0.08) 0.04 (0.04) 0.00 (0.00)

Other health-care services 0.75 (0.39) 0.00 (0.00) 0.76 (0.41) 0.36 (0.28)

Other social care services 0.00 (0.00) 0.00 (0.00) 0.00 (0.00) 0.00 (0.00)

Other voluntary services 0.00 (0.00) 0.00 (0.00) 0.00 (0.00) 0.00 (0.00)

Other private services 0.06 (0.06) 0.00 (0.00) 0.00 (0.00) 0.00 (0.00)

Hospital or day services, mean (SE)

Hospital inpatient stay (days) 0.16 (0.16) 0.00 (0.00) 0.00 (0.00) 0.05 (0.05)

Hospital day centre (visits) 0.00 (0.00) 0.00 (0.00) 0.04 (0.04) 0.00 (0.00)

Accident and emergency (visits) 0.16 (0.10) 0.08 (0.05) 0.04 (0.04) 0.00 (0.00)

Outpatient clinic (visits) 0.06 (0.04) 0.15 (0.09) 0.28 (0.17) 0.00 (0.00)

Day centre (visits) 0.00 (0.00) 0.00 (0.00) 0.00 (0.00) 0.00 (0.00)

Other hospital (visits) 0.00 (0.00) 0.46 (0.46) 0.04 (0.04) 0.00 (0.00)

Medication use, n (%) 9 (28.13) 2 (7.69) 6 (24.00) 2 (9.09)
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Nurseries and private child-care services were commonly used among children with complete data.
Private child-care services were used an average of 4.81 times per child in the intervention group and
2.96 times per child in the control group over the first 3 months. Over months 1–4, nurseries were used
17.68 times in the intervention group and 20.50 times in the control group. Twenty-one children (65.63%)
in the intervention arm used medications over months 1–3, compared with 12 children (46.15%) in the
control arm. Use of hospital services, such as inpatient, day case and outpatient services, was relatively
low in both trial arms. GP surgery use was the most common form of community health-care services for
parents. Among parents, the mean number of GP surgery contacts was 1.44 in the intervention group
compared with 0.50 in the control group over months 9–12.

Sources of unit costs for broader resource consequences
Resource inputs were valued using various secondary sources for unit costs. Sources of unit costs for
inpatient hospital admissions over the study time horizon and other hospital services, such as day care,
outpatient care and accident and emergency visits, were obtained from national tariffs (NHS reference
costs trusts schedules).66 Unit costs for community-based health and social services were derived
from a range of national compendia, including the Personal Social Services Research Unit unit cost
compendium67 and NHS reference costs trusts schedules.66 The costs of using private child care and
nurseries were obtained from the Childcare Costs Survey 2015.68

Sources of medication costs per dose were largely obtained from the British National Formulary69 or the
British National Formulary for Children.70 Table 22 provides a compendium of unit costs for the broader
resource consequences that were valued at 2018/19 prices (GBP) and inflated, where necessary, using
the NHS Hospital and Community Health Services Pay and Prices Index.67

Analysis of health-related quality-of-life outcomes
The health-related quality of life of the parents was assessed using the EQ-5D-5L obtained at 3 months’
and 12 months’ follow-up. The EQ-5D-5L has two measurement components. The first component is a
descriptive system that categorises health-related quality of life into the following five dimensions:
(1) ‘mobility’, (2) ‘self-care’, (3) ‘usual activities’, (4) ‘pain/discomfort’ and (5) ‘anxiety/depression’.
Participants report their level of function for each dimension within one of the following five ordinal
levels: (1) no problems, (2) slight problems, (3) moderate problems, (4) severe problems and (5) extreme
problems/unable to perform. The crosswalk value set for the EQ-5D-5L was used to value responses
to construct an EQ-5D-5L utility score for each respondent.50 The utility scores are indexed at 0 or 1
(0 represents death, 1 represents full health and values below 0 indicate health states that are worse
than death). The utility scores can be converted into quality-adjusted life-years (QALYs) using an area
under the baseline-adjusted utility curve and can be calculated using linear interpolation between
utility scores at baseline, 3 months and 12 months. The second part of the EuroQol-5 Dimensions
(EQ-5D) is a visual analogue scale (VAS), which ranges from 100 (best health condition) to 0
(worst health condition) and describes the participant’s own assessment of their health status.

We report descriptive statistics for EQ-5D-5L utility scores and VAS scores at each time point.
Similarly, we report descriptive statistics for levels of function for each of the five dimensions of the
EQ-5D-5L, as well as suboptimal (less than optimal) levels of function (defined as some, moderate,
severe or extreme problems) by trial arm and follow-up point.

Table 23 shows that health-related quality-of-life outcomes were marginally better for the intervention
group than for the control group. The mean EQ-5D-5L score was marginally higher for the intervention
group than for the control group at 3 months (0.803 vs. 0.746) and 12 months (0.838 vs. 0.812).
In addition, the mean EQ-5D VAS score was marginally higher for the intervention group than for the
control group at 3 months (74.22 vs. 74.00) and at 12 months (74.56 vs. 69.77). The table shows broadly
similar patterns in less than optimal levels of function between the intervention and control groups for
each of the five dimensions of the EQ-5D-5L, at 3 and 12 months, other than for self-care at 3 months.
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TABLE 22 Unit costs for resource items (2018/19 prices)

Resource item Source
Unit cost
(£, 2018/19)

Health care, social care voluntary or private services

GP surgery (contact) PSSRU 201967 39.23

GP per out of hours (contact) PSSRU 201871 110.58

GP per home visit (visit) PSSRU 201871 46.65

General practice nurse (hour) PSSRU 201871 42.97

Calls to NHS direct (contact) UK Parliament 201372 8.11

District nurse (hour) PSSRU 201871 42.69

Health visitor (hour) PSSRU 201073 40.50

Paediatrician (contact) PSSRU 201674 214.98

Ophthalmology (contact) NHS reference costs 201975 98.00

Audiology (contact) NHS reference costs 201975 108.00

Speech and language (contact) PSSRU 201674 45.37

Psychiatrist (hour) PSSRU 201674 145.85

Psychologist (hour) PSSRU 201674 44.39

Dentist (hour)a PSSRU 201967 133.00

Child and adolescent mental health service provider (contact) PSSRU 201276 84.16

Physiotherapist (hour) PSSRU 201871 50.99

Occupational therapist (hour) PSSRU 201967 48.00

Private child care (week) Childcare Costs Survey 201568 214.72

Nursery (week) Childcare Costs Survey 201568 231.76

Social worker (hour)b PSSRU 201967 50.00

Home help (hour) PSSRU 201871 22.51

Counsellor (hour) PSSRU 201673 44.39

Family or patient support (hour) PSSRU 201674 31.71

Women’s Aid (hour) PSSRU 200677 116.79

Housing department servicesc (week) PSSRU 201178 189.01

Citizens Advice bureau (contact) PSSRU 200677 15.64

Hospital services

Hospital inpatient stay (day) NHS reference costs 201866 354.41

Hospital day centre (visit) NHS reference costs 201975 752.00

Hospital accident and emergency (visit) NHS reference costs 201975 166.00

Hospital outpatients clinic (visit) NHS reference costs 201975 148.00

Children’s development centre (visit) PSSRU 201379 36.79

Children’s day centre (visit) PSSRU 201871 368.32

PSSRU, Personal Social Services Research Unit.
a Children’s service.
b Performer only.
c Capital housing management and support costs per week.
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TABLE 23 EuroQol-5 Dimensions, five-level version health-related quality-of-life outcomes at 3 and 12 months

EQ-5D-5L
dimension Level

3 months 12 months

Intervention
(N= 35), n (%)

Control
(N= 28), n (%)

Intervention
(N= 24), n (%)

Control
(N= 22), n (%)

Mobility No problem 31 (88.57) 20 (71.43) 21 (84.00) 18 (81.82)

Slight problem 4 (11.43) 5 (17.86) 1 (4.00) 4 (18.18)

Moderate
problem

0 (0.00) 1 (3.57) 2 (8.00) 0 (0.00)

Severe problem 0 (0.00) 1 (3.57) 0 (0.00) 0 (0.00)

Extreme problem 0 (0.00) 1 (3.57) 0 (0.00) 0 (0.00)

Less than optimal 4 (11.43) 8 (28.57) 3 (12.50) 4 (18.18)

Self-care No problem 35 (100.00) 25 (89.29) 23 (92.00) 21 (95.45)

Slight problem 0 (0.00) 1 (3.57) 2 (8.00) 1 (4.55)

Moderate
problem

0 (0.00) 2 (7.14) 0 (0.00) 0 (0.00)

Severe problem 0 (0.00) 0 (0.00) 0 (0.00) 0 (0.00)

Extreme problem 0 (0.00) 0 (0.00) 0 (0.00) 0 (0.00)

Less than optimal 0 (0.00) 3 (10.71) 2 (8.00) 1 (4.55)

Usual activity No problem 26 (74.29) 20 (71.43) 19 (76.00) 17 (77.27)

Slight problem 5 (14.29) 5 (17.86) 6 (24.00) 4 (18.18)

Moderate
problem

2 (5.71) 3 (10.71) 0 (0.00) 1 (4.55)

Severe problem 1 (2.86) 0 (0.00) 0 (0.00) 0 (0.00)

Extreme problem 1 (2.86) 0 (0.00) 0 (0.00) 0 (0.00)

Less than optimal 9 (25.71) 8 (28.57) 6 (24.00) 5 (22.73)

Pain No pain 20 (57.14) 12 (42.86) 15 (60.00) 8 (36.36)

Slight pain 8 (22.86) 12 (42.86) 6 (24.00) 11 (50.00)

Moderate pain 5 (14.29) 2 (7.14) 3 (12.00) 3 (13.64)

Severe pain 2 (5.71) 1 (3.57) 1 (4.00) 0 (0.00)

Extreme pain 0 (0.00) 1 (3.57) 0 (0.00) 0 (0.00)

Less than optimal 15 (42.86) 16 (57.14) 10 (40.00) 14 (63.64)

Anxiety No anxiety 13 (38.24) 11 (39.29) 11 (44.00) 11 (50.00)

Slight anxiety 13 (38.24) 9 (32.14) 10 (40.00) 5 (22.73)

Moderate anxiety 5 (14.71) 5 (17.86) 3 (12.00) 5 (22.73)

Severe anxiety 3 (8.82) 3 (10.71) 1 (4.00) 1 (4.55)

Extreme anxiety 0 (0.00) 0 (0.00) 0 (0.00) 0 (0.00)

Less than optimal 21 (61.76) 17 (60.71) 14 (56.00) 11 (50.00)

EQ-5D-5L score, mean (SE) 0.803 (0.03) 0.746 (0.04) 0.838 (0.03) 0.812 (0.03)

VAS score, mean (SE) 74.22 (2.57) 74.00 (3.13) 74.56 (4.47) 69.77 (3.16)
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Expression of cost-effectiveness of the E-PAtS programme
The cost-effectiveness of health and social care programmes can be expressed in terms of incremental
cost per unit change in a primary outcome measure, which is called the incremental cost-effectiveness
ratio. Outcome measures within the feasibility study included the WEMWBS. However, this is not a
preference-based measure that permits the estimation of QALYs amenable to cost-effectiveness
decision-making.80

Combining disparate outcomes for parents and children in a single preference-based outcome measure
will be a challenge for a future economic evaluation of the E-PAtS programme. It is anticipated that
QALY-based approaches will not be able to capture the disparate effects of the E-PAtS programme on
both parents and children, partly because of an absence of a validated multiattribute utility measure for
early childhood and partly because of methodological challenges surrounding aggregation of disparate
benefits for both parents and children in a single metric.

Discrete choice experiments (DCEs) offer a preference-based approach for valuing the potentially
disparate effects of the E-PAtS programme. DCEs are broadly used in health economics to address a
wide range of health policy-related questions. For example, they can be used to improve adherence
to public health programmes or to quantify the trade-offs that trial participants are willing to make
between different features of health care.81 The approach stemmed from random utility theory,82 which
assumes that respondents behave with the aim of maximising the utility of given choices. Sustaining
adherence to a social intervention programme, such as the E-PAtS programme, has been a main task
for improving the implementation quality of the intervention.83 The evidence revealed by a DCE can be
used for policy-makers in delivering the E-PAtS programme. Given the results of a DCE revealing the
preferences of trial participants, delivering a bespoke programme based on the DCE results will enhance
the possibility of adherence to the programme.

One of the purposes of this feasibility study was to examine factors associated with the adherence
to and reach of the intervention for a future trial. Various approaches have been recommended to
identify attributes for DCEs, including literature reviews, expert opinion, qualitative research and
evidence from other existing studies. On the basis of the qualitative interviews performed as part of
the E-PAtS intervention and the preferences stated by the trial participants, four attributes relating to the
adherence and reach of the E-PAtS programme were identified: (1) location, (2) timing of the intervention,
(3) method and (4) frequency. In the same manner, two levels for each of the attributes can be delineated
to explore factors associated with the adherence to the E-PAtS programme:

l location (home or drop-in clinic)
l acceptability of randomisation (i.e. timing, now or to be offered the E-PAtS programme at a

later date)
l method of data collection (face to face, telephone, alternate between face to face and telephone)
l frequency (weekly or monthly).

It is anticipated that the utility function for the DCE in a future definitive trial-based economic
evaluation of the E-PAtS programme will be expressed within a mixed logit model.83 All attributes will
also be coded as a dummy, with one level for each attribute coded as the reference group. If a cost
attribute is additionally introduced into a DCE, a future evaluation can aim to estimate marginal rates
of substitution between changes in the cost attribute and the remaining attributes.84

It is crucial to structure an efficient design in constructing choice sets of a DCE questionnaire.
D-efficiency, which is an indicator of statistical efficiency minimising the determinant of the covariance
matrix, needs to be considered.84,85 The information with regard to priors for coefficients can be
obtained from the feasibility study. To list all possible choices (i.e. a full factorial design) would be
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impractical for future trial participants, as this would require too many choice sets. For example,
four attributes with four levels would result in 256 possible scenarios (44 = 256). It is also important
to arrive at a balanced design that allows for each level to be chosen equally (i.e. levels of attributes
need to be chosen an equal number of times, thereby minimising the variance in the parameter
estimates). Therefore, a fractional factorial design rather than full fractional design will be considered
to reduce the number of selected scenarios.

A DCE can be incorporated into an economic evaluation of the E-PAtS programme with a view to
informing a cost–benefit analysis.86 Cost–benefit analysis is not widely used in health economic
evaluations as it is cumbersome to put monetary values onto health outcomes. However, by comparing
the costs between delivery options delineated by variations in facilitator, location and timing, method
and frequency, the results of the economic evaluation can be expressed as a net monetary benefit
(NMB) within the frame of a cost–benefit analysis.

The NMB can be constructed by use of difference in costs and effects, which is analogous to an
incremental cost-effectiveness ratio in a cost-effectiveness analysis. The NMB can be expressed as:

NMB = ΔEλ –ΔC, (1)

where ΔE is the effectiveness difference between comparators, λ is the maximum willingness to pay
and ΔC is the cost difference between trial arms. When incorporating a DCE into an economic
evaluation, ΔE is the regression coefficient of the outcome measures, and λ can be obtained in the
survey as a price proxy of salary or income,85 or by directly asking the willingness to pay for the chosen
option.86 In general, a positive NMB means that the chosen treatment option is cost-effective as the
costs are outweighed by the benefits of the intervention.87

In conclusion, a preference elicitation approach, such as a DCE, is likely to be required to supplement
the economic evaluation of the E-PAtS programme. This will quantify participants’ preferences for the
heterogeneous outcome measures used in the E-PAtS programme. By using a DCE, decision-makers
should be able to compare the trade-offs between different outcomes. The DCE results can be helpful
in developing the effective delivery of the E-PAtS programme.

Objective: acceptability of collecting and analysing routinely collected data within a
definitive randomised controlled trial
Extraction of data from routine data sources is widely conducted as part of clinical trials, as it can
provide a rich source of data for both resource use and clinical outcomes without requesting it from
patients or study participants.88 This section explores research and public considerations around the
use of routine data collection for a definitive trial.

Using routine data for economic evaluations
There are several advantages of using routine data for a future economic evaluation of the E-PAtS
programme. First, routine data can be used to validate and complement resource use data from the
trial data collection instruments. In clinical trials, broader resource use data can be collected using
health economic questionnaires completed by trial participants. The questionnaires request information
about use of hospital services, community-based health and social care services, and medications. Use
of routinely collected data enables researchers to track patients prospectively and retrospectively.89

Linkage with routine data can also provide information about the medical history of patients. Therefore,
researchers involved in future evaluations of the E-PAtS programme can refer to routine data when
self-reported questionnaires provide insufficient information about participants. In addition, routine data
can be used to inform long-term epidemiological models of disease or health status progression.
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Second, routine data can supplement incomplete resource use information observed in trial-based
economic evaluations. As the data offers information on past medical records, routine data can be used
when designing an economic analysis that starts after patient or participant follow-up is completed.
The routine data can be used for modelling parameters of costs in designing a study for which
resource use data are not collected. Likewise, routinely collected data can be useful when baseline
resource use data are needed but absent in a clinical trial that has already started.90

However, existing routine data does not always provide information on social care. For an economic
evaluation of the E-PAtS programme, collecting data on social care service use is essential, as children
with intellectual disabilities commonly use various social care services in addition to hospital services.
The State of Caring Survey and the Adult Social Care Survey offer information about social care,
but they are limited in that the data are presented at an area level rather than an individual level.91

Likewise, the NPD provides information about education and social care data in England, but the data
are limited to children. As an example, in an end-of-life care trial, social care data that were obtained
from local authorities were linked with routine data at an individual level to secondary health-care
data.91 Therefore, contrary to the aforementioned advantages of using routine data, it is likely that an
element of prospective data collection will be required when conducting an economic evaluation that
encompasses a social care element.

Based on the advantages of routine data, a future, trial-based economic evaluation of the E-PAtS
programme may extract key resource use items from the Mental Health Minimum Data Set (MHMDS)
and Hospital Episode Statistics. The MHMDS deals with children and young people’s access to psychological
therapies, intellectual disabilities or autism services. This data set is based on mental health currencies
and payments, formerly Payment by Results, and so the data can be helpful for mental health policy-
makers and researchers who work on policy evaluations. The MHMDS also provides information
regarding children and young people who access psychological therapies and other outpatient clinics
for intellectual disabilities and services in the community.

Hospital Episode Statistics data cover a wide range of information about patients admitted to NHS
hospitals in England (e.g. clinical information about diagnoses, patient age, gender, race and ethnicity,
methods of admission and discharge, and geographical information of the admitted patients). In
principle, Hospital Episode Statistics data cover all secondary care attendances in England.

Potential data providers and their data sets
Routine data sources can provide information regarding community care service use, such as use of GP
services and hospital services (e.g. inpatient days).

Table 24 summarises potential data sources of interest for a future trial, both for resource outcomes
and for longer-term follow-up. We have identified data providers in England that could be linked to
on a national level. Other data providers that cover only one local area or only a percentage of the
population have not been included, as a future trial would need to link all participants as efficiently as
possible using the fewest number of data providers.

Timelines for accessing data
One of the main challenges of using routine data is the time it takes to apply and receive approval for
access.92 For example, the process for accessing hospital data from NHS Digital took more than 1 year
for the Building Blocks Trial.92 In addition, application approvals often rely on other parts of the
research process, such as ethics approvals and other requirements (e.g. legal approvals), for data
linkage. Therefore, the length of time to access routine data can often far exceed initial expectations.
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Data providers do not make information on timelines generally available, as the time from submitting
an application to receipt of data will depend on the complexity of the project as well as how much
more detail is required in the application when submitted. Our recommendations for a faster approval
process include the following:

l talking to data providers as early as possible about the project
l asking for documents (data flows, consent material) to be reviewed by data providers prior to other

approvals being submitted (ethics)
l reading the guidance available from data providers on completing the application
l responding in a timely manner when contacted by the data provider.

‘Where access is of no additional cost an application will be made’
Originally, it was intended to apply for data from providers where there is no cost for data (e.g. the
NPD). However, the decision was made to not consent participants to linkage of data as part of this
feasibility study and, instead, to explore the acceptability of consent with current participants at
12 months. It was agreed that the time required to apply for data would outweigh anything that could
be learnt by carrying out this process. Other projects in the Centre for Trials Research have applied for
and accessed data from both NHS Digital and the NPD, and therefore nothing more could be learnt by
doing this again for this project.92–94 It was not intended for the data to be reported as part of the
feasibility study-proposed outcomes (i.e. data on education outcomes) and so it would be an inefficient
use of resource (both trial staff and public resource at the data provider end). Requests for data from
data providers need to demonstrate the public benefit associated with the release of data and this
could not be justified or demonstrated in this case.

Logistics of linking, transferring and storing routine data
For a future trial, the following logistical considerations will need to be incorporated into the final design.

TABLE 24 Potential data providers for future trial linkage

Data provider Data set Brief summary of data
Real
time?

NHS Digital:
England

Community Services
Data Set

Publicly funded community services for all ages, including
health centres, schools, district nursing, health visiting and
many more

No

HES Details of all admissions, A&E attendances and outpatient
appointments

No

MHMDS Children and young people’s access to psychological
therapies, learning disabilities or autism

No

NPD: England Key stage attainment A number of data sets that report the attainment at key
stages 1–5

No

Early years
attendance

Details of the hours a child attended early years
establishments before the mandatory age of attending school

No

School attendance/
absence/exclusions

A number of data sets that indicate if a child took any
unapproved/approved absences during each term at a
public school

No

Child in need/child
looked after

Information on children in need referred to children’s
services and children looked after who are looked after by
local authorities

No

A&E, accident and emergency; HES, Hospital Episode Statistics.
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Consent
Most data providers prefer an opt-in consent model. The NPD, in particular, mandate this. This would include
consent from both parent/carers and the children. For health data, it is possible to use an opt-out model by
applying for section 251 support95 from the Health Research Authority Confidentiality Advisory Group
(applicable in England andWales only). NHS ethics approval would also be required if applying for section
251 support.

Data matching
Identifiers (IDs) common to all data providers that could be used to match to their data sets are
postcode, date of birth and name (first and surname). These would need to be collected in a future trial
and provided to each data provider for linkage.

Data linkage
To enable the linkage of data sets from a number of data providers, a constant ID would also need
to be provided when sending IDs for matching. This is likely to be the trial ID and would need to
distinguish between parent/carer and child/children.

Data storage
To hold data from NPD, data can be accessed via the Secure Research Service only (hosted by the Office
for National Statistics). A minimum data set of trial data would need to be transferred to this secure
platform to enable analysis of the routine data (e.g. baseline data). Data from other data providers could
either be transferred to the secure platform or held by the trial team. By utilising the secure platform, this
will satisfy data security requirements placed on the trial team by data providers, as access is via a remote
portal and data cannot be held locally by the trial team. Outputs from analysis will follow small numbers
policy and will be reviewed before tables/figures are exported to ensure individuals cannot be identified.

Acceptability of routine data collection (quantitative)
Table 25 presents participants’ views on the acceptability of their routinely collected data being used
in a future study. For further information, see Appendices 5 and 6. Forty-seven participants answered
the questions surrounding routine data collection. Around one-third of participants were aware that
researchers were able to request access to hospital data, with slightly fewer participants being aware
that school and social care data can be requested. The intervention participants were less comfortable
with the idea of agreeing to their/their child’s routine data being accessed. For example, 46% of
intervention participants said that they would be ‘not at all comfortable’ or ‘not very comfortable’
with agreeing to their hospital data being accessed in a future study (compared with 9% of control
participants). Thirty-eight per cent of the intervention group said they would have been less likely to
take part in the E-PAtS programme if consent to access their routine hospital data had been requested.
Only 9% of control participants answered that they would be less likely to take part in the study.

Acceptability of routine data collection (qualitative)
Questions were included in the interview schedule to explore the acceptability of a future trial linking
to routine data sources. The questions on routine data collection/linkage appeared to be hard for some
participants to understand, including what was intended by this activity, how data would be accessed,
and the issue of whether or not some forms of data (e.g. GP visits, contact with social services) would
be more or less sensitive.

There appeared to be considerable variation in the extent to which participants would be happy to
take part in a study where routine data linkage would take place. Overall, although some people did
have concerns about taking part in a trial of the E-PAtS programme, which included routine data
collection, it was not a significant enough issue to mean that they would refuse to participate. Some
participants understood and were in favour of the idea of routine data collection reducing the number
of questions that they themselves had to answer. Several also expressed a desire to help contribute to
research that would meet the needs of children and their families, which might therefore over-ride
concerns about the use of their personal data.
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TABLE 25 Participants’ awareness of and views surrounding routine data collection

Data collection

All participants, n (%)

Control (N= 23) Intervention (N= 24)

Hospital data

Were you aware that researchers are able to request access to hospital data?

No 13 (57) 16 (67)

Yes 9 (39) 7 (29)

Missing 1 (4) 1 (4)

Would you be comfortable in agreeing to us accessing your data in a future study?

Not at all comfortable 0 (0) 6 (25)

Not very comfortable 2 (9) 5 (21)

No preference 9 (39) 4 (17)

Quite comfortable 7 (30) 7 (29)

Very comfortable 4 (17) 2 (8)

Missing 1 (4) 0 (0)

Would you be comfortable in agreeing to us accessing your child’s data in a future study?

Not at all comfortable 0 (0) 4 (17)

Not very comfortable 1 (4) 5 (21)

No preference 10 (43) 3 (13)

Quite comfortable 7 (30) 9 (38)

Very comfortable 4 (17) 3 (13)

Missing 1 (4) 0 (0)

Would it have affected your decision to take part in the E-PAtS programme if we had asked for consent to collect your data?

Definitely less likely to take part 0 (0) 4 (17)

Slightly less likely to take part 2 (9) 5 (21)

No difference 18 (68) 12 (50)

Slightly more likely to take part 0 (0) 1 (4)

Definitely more likely to take part 2 (9) 0 (0)

Missing 1 (4) 2 (8)

Would it have affected your decision to take part in the E-PAtS programme if we had asked for consent to collect your
child’s data?

Definitely less likely to take part 0 (0) 6 (25)

Slightly less likely to take part 3 (13) 4 (17)

No difference 17 (74) 12 (50)

Slightly more likely to take part 1 (4) 1 (4)

Definitely more likely to take part 1 (4) 1 (4)

Missing 1 (4) 0 (0)

School data

Were you aware that researchers are able to request access to school data?

No 17 (74) 17 (71)

Yes 6 (26) 7 (29)
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TABLE 25 Participants’ awareness of and views surrounding routine data collection (continued )

Data collection

All participants, n (%)

Control (N= 23) Intervention (N= 24)

Would you be comfortable in agreeing to us accessing your child’s data in a future study?

Not at all comfortable 0 (0) 4 (17)

Not very comfortable 1 (4) 2 (8)

No preference 13 (57) 7 (29)

Quite comfortable 4 (17) 8 (33)

Very comfortable 4 (17) 3 (13)

Missing 1 (4) 0 (0)

Would it have affected your decision to take part in the E-PAtS programme if we had asked for consent to collect your
child’s data?

Definitely less likely to take part 0 (0) 3 (13)

Slightly less likely to take part 2 (9) 1 (4)

No difference 17 (74) 17 (71)

Slightly more likely to take part 1 (4) 1 (4)

Definitely more likely to take part 2 (9) 1 (4)

Missing 1 (4) 1 (4)

Social care data

Were you aware researchers are able to request access to social care data?

No 16 (70) 17 (71)

Yes 7 (30) 7 (29)

Missing 0 (0) 0 (0)

Would you be comfortable in agreeing to us accessing your child’s data in a future study?

Not at all comfortable 0 (0) 4 (17)

Not very comfortable 1 (4) 3 (13)

No preference 14 (61) 7 (29)

Quite comfortable 2 (9) 8 (33)

Very comfortable 5 (22) 2 (8)

Missing 1 (4) 0 (0)

Would it have affected your decision to take part in the E-PAtS programme if we had asked for consent to collect your
child’s data?

Definitely less likely to take part 0 (0) 4 (17)

Slightly less likely to take part 2 (9) 3 (13)

No difference 17 (74) 15 (63)

Slightly more likely to take part 1 (4) 1 (4)

Definitely more likely to take part 2 (9) 1 (4)

Missing 1 (4) 0 (0)

Based on a table produced by Coulman et al.41 This is an Open Access article distributed in accordance with the terms
of the Creative Commons Attribution (CC BY 4.0) license, which permits others to distribute, remix, adapt and build
upon this work, for commercial use, provided the original work is properly cited. See: https://creativecommons.org/
licenses/by/4.0/. The table includes minor additions and formatting changes to the original.
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There was also variation in the extent to which participants saw all routine data as similar (e.g. in terms
of acceptability of researchers accessing it). In particular, some participants saw data on contact with
social services as much more sensitive than number of GP visits, for instance. Similarly, there was a
mix of views on the extent to which the acceptability and sensitivity of accessing data differed according
to whether information related to the participant or to their child. For a number of participants, the
decision to consent to data linkage would depend on knowing why the data were needed and how they
would be kept secure. It was often difficult for participants to see the relevance of some of the data that
might be collected during a future trial using data linkage. For example, some parents did not see why
data on health service utilisation would be collected, as they are not immediately related to participation
in the E-PAtS programme.

Overall, participants appeared to think that the researchers would access named files from the GP
surgeries, etc, and that when they worked with the data researchers might know whose data they
were using:

I didn’t really think that they would hand stuff out like that, is that not all supposed to be confidential?

Routine data: brief synthesis
The results from both the questionnaire and interviews indicate a mixture of views towards the
acceptability of consenting and linking both participants’ and their child’s data. With this in mind, for a
future trial we would recommend:

l working very closely with parent groups/PPI groups to ensure that the explanations around the use
of routine data are clear and provide justification for the linking of data

l considering asking for consent as a separate process to consent to the trial to ensure that enrolment
to trial is not biased (note that this will in turn bring about other bias in terms of outcomes that use
routine data).

Progression criteria
Progression criteria are detailed in Tables 26–28.

TABLE 26 Progression criteria with clear numerical targets and progress

Progression criterion Progress
Number
(if applicable)

Percentage
(95% CI)
(if applicable)

Recruitment of families: 50% of
families approached, and who are
eligible, consent to the study (and
thus are willing to be randomised)

Achieved 79/121 65 (56 to 74)

Rate of recruitment: the target
sample of 64 families is achieved
within the study recruitment
period

Partly achieved. Seventy-four
families were recruited in two
recruitment phases, but picture
not consistent across all sites/
rounds

Site 1: 40

Site 2 (round 1): 17

Site 2 (round 2): 8

Site 3: 14
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TABLE 26 Progression criteria with clear numerical targets and progress (continued )

Progression criterion Progress
Number
(if applicable)

Percentage
(95% CI)
(if applicable)

Randomisation feasibility:
10–16 families are recruited in a
local area of the E-PAtS provider
to allow randomisation, with a
maximum of eight families per
E-PAtS group

Mostly achieved. One site in
round 2 recruited fewer than
10 families and one E-PAtS group
contained 10 families (although
fewer second family carers
attended groups than anticipated)

Recruitment –

Site 1: 38 families
recruited

Site 2 (round 1):
15 families recruited

Site 2 (round 2):
seven families
recruited

Site 3: 14 families
recruited

Group 1: 10 families

Group 2: eight families

Group 3: three families

Group 4: four families

Group 5: four families

Group 6: eight families

Study retention: 75% of main
family carers are retained for
follow-up at the 12-month data
collection point

Not achieved (70%) Total: 64/95

Main: 52/74

Second: 12/21

67 (56 to 77)

70 (59 to 80)

57 (34 to 78)

Adherence: 70% of main family
carers and 40% of recruited
second family carers adhere to
the E-PAtS programme (i.e. ‘one of
first two sessions, three from the
remaining six sessions, and the
final integrative session’)

Achieved (under updated
definition of adherence).
Family attendance of at least
five sessions was 76%

Fidelity: 70% of the E-PAtS
programme curriculum components
are rated as partially or fully
present in all recorded group
sessions available for analysis

Achieved. Session summary forms
(facilitator checklists following
delivery of each session) reported
that the percentage of components
delivered ranged from 85% to
100% (97.1% overall)

Usual practice: between baseline
and the 12-month follow-up, no
more than 30% of main family
carers in the usual-practice arm
of the study receive a parenting
programme [e.g. The Incredible
Years® (Seattle, WA, USA)
parenting programmes, Stepping
Stones Triple P or similar]

Achieved. Method revised, but
10% of family carers of young
children with intellectual disability
in an online UK survey reported
receiving any of the named
interventions for their child
or themselves in the preceding
12 months

We had originally planned to
collect monthly diary data and
include a usual-practice question
in the parent advisory group, but
this was replaced by the online
UK survey data
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TABLE 27 Progression criteria with no clear numerical target and progress

Progression criterion Progress

Provider willingness to participate in a definitive
trial: a sufficient number of training providers
indicate a willingness to take part in a new trial and
to provide the number of E-PAtS groups needed
for the definitive trial (numbers needed are to be
informed by a sample size calculation for the
definitive trial protocol)

This criterion can be addressed fully only once the sample size
and plan for a definitive trial are clear

However, we gathered some relevant data: 9 out of 14 respondents
to the survey of potential providers were unsure whether or
not their organisation would be willing to deliver the E-PAtS
programme within a RCT (question included reference to
randomisation and use of control group). However, when asked
how likely it was that their organisation would agree to deliver
the E-PAtS programme within the specific RCT being planned
by us, 13 out of 14 organisations indicated that it was
somewhat/very likely

We have also had discussions with one national provider willing
to deliver the E-PAtS programme in four sites across the UK for
a definitive trial

TABLE 28 Progression criteria that include factors that inform later study design and progress

Progression criterion Progress
Number
(if applicable)

Percentage
(95% CI)
(if applicable)

The recruitment pathways leading
to the largest numbers of families
recruited and highest levels of
consent, while not introducing
important bias, will be identified
and used to inform the protocol

Seventy-three per cent of families
were referred directly by Mencap

Nineteen per cent of families were
referred from Mencap-arranged
parent information sessions

Eight per cent of families were
referred indirectly through
advertising, word of mouth, etc.

Proposed primary outcome: will be
confirmed as the WEMWBS if 90%
of the collected measure are usable
(data completeness)

At least 90% of collected WEMWBS
were usable

Baseline: 90/90

3 months: 62/63

12 months: 50/50

Baseline: 100

3 months: 98

112 months: 100

Proposed secondary outcomes:
any secondary outcome will be
reconsidered if < 70% of collected
data are usable for any measure

No secondary outcome measures
have < 70% useable data

Usual-practice trial arm: if ≥ 70%
of parents choose one of the study
paths (A or B) then this study path
will be used in the definitive trial

Over 70% of families chose pathway
A (option to be offered the E-PAtS
programme at 1 year)

73/74 98
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Chapter 6 Discussion and conclusions

In this chapter, we first summarise and interpret the main findings of the research in relation to the
primary objectives, then consider PPI in the study and its impact, followed by a consideration of the

strengths and limitations of the research and implications of the study findings for future delivery of
the E-PAtS intervention, before summarising the progression criteria for a full trial.

Summary and interpretation of findings

Recruitment and retention
More than the planned 64 families were recruited during this research study. The target number was
not quite achieved during the originally planned recruitment period. However, the research team had
not anticipated that the main recruitment would be focused on a site in Northern Ireland, where
school summer holidays begin at least 1 month before English schools. Therefore, our recruitment
window was shorter than anticipated to make sure that the intervention would be completed by the
end of May (so as not to get too close to school summer holidays). To further test recruitment, we
added a second short phase of recruitment following the school summer holidays in 2018 and also
added a second site in Northern Ireland. Adding this second phase of recruitment meant that we
exceeded our initial recruitment target for the number of families in the research.

Although recruitment was successful overall, there was variation across sites, and a number of lessons
from the research about recruitment pathways and factors to consider in selecting and preparing sites
for recruitment in any future research. In particular, recruitment was relatively rapid in the Northern
Ireland sites 1 and 3, compared with site 2. Overall, the recruitment pathways leading to the most
success were (1) families already known to the provider organisations that were approached directly
about the study and (2) information sessions that were run at a variety of times in each site to which
families and also other local organisations and professionals were invited. These information sessions
typically involved senior members of the research team attending, giving a standard presentation about
the research (and what would be involved for families), which was carefully designed in advance, and
answering questions. Both of these recruitment pathways worked best in Northern Ireland, where the
provider organisation had a family support worker who was in contact with families, had previous
experience of the E-PAtS intervention, and was also well-connected with other regional organisations
that supported families of young children with intellectual disability. Although similar expertise was
available in site 2, the existing relationships with families were not as extensive and the family support
function was less well resourced. Additionally, set up for recruitment in site 2 was slower, partly
because the initial focus on recruitment in Northern Ireland was to try to beat the earlier deadline
imposed by the timing of the school summer holiday. However, recruitment was still slower during the
second recruitment phase.

It is difficult to draw strong conclusions about the key facilitating factors for recruitment since by
phase 2 there was a smaller pool of families left known to the provider in site 2. In site 2, families in
the first phase of recruitment had not been recruited, for the most part, because they could not attend
at the fixed time for the E-PAtS intervention group. However, changing this for the second recruitment
phase did not seem to markedly improve recruitment (although, again, the pool of available families
was by then potentially smaller).

In a larger potential future trial there would need to be a larger number of sites, and some variation
between sites would be inevitable. Reaching the recruitment target overall would be the priority.
There is, however, a secondary consideration. Smaller recruitment numbers in site 2 meant that E-PAtS
groups were run with fewer families than is considered ideal. The qualitative data suggested that this
did affect the experience of family carers receiving the intervention. For any future recruitment, it will
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be important to consider a balance of (1) the provider organisation’s existing resources for family
support and the strength of their connections with other local organisations that might also be able
to identify suitable families for the research, (2) the ability to be flexible in arranging intervention
sessions’ times and locations to fit with families’ needs and (3) the size of the population of potentially
suitable families with whom the provider already has contact. The latter is important in making sure
that sufficient families are recruited to randomise sufficient numbers to the intervention arm of a trial.

Data summarised in the CONSORT flow diagram (see Figure 1) show that very few family carers did
not take part or were excluded because they did not meet the study eligibility criteria. This suggests
that the information about study eligibility was clear and could be used again with confidence in future
research. From those initially contacted about the study (after expressing some interest), the largest
group who ended up not taking part cited time commitment or the timing of intervention sessions as
the reason for non-participation. To increase efficiency in recruitment for a larger study, it would be
important (as already noted) to offer flexibility on the timing of intervention session delivery and also
to carefully review study materials so that the time commitment required is clearer from the start.

Although the logic of the E-PAtS intervention focuses on families and therefore recruitment at the
family level (as clusters) is the most important, second family carers were recruited in one-quarter
of families. In a much larger study, this may be a sufficient proportion to gather some data about
the potential impact of the intervention on fathers and other second family carers, and also the
experiences of fathers and other carers involved with the intervention. Almost all second family carers
recruited were fathers, as were a small proportion of main family carers. Despite collecting data on
marital status, only 55% of participants answered these questions, meaning that the proportion of
single parents supporting a child with intellectual disability could not be reliably reported.

Overall, recruited family carers were relatively well educated, with a majority having some higher
education. There was a small amount of ethnic diversity (mainly in site 2) and there was evidence
of socioeconomic deprivation in the sample, with relatively low levels of family weekly income.
Approximately one half of family carers indicated that they were just managing or were struggling with
finances and, again, almost one half of family carers suggested that they would not have the financial
resources to raise funds in an emergency. Therefore, overall, the recruitment methods appeared to
capture some diversity. Considering methods to increase ethnic diversity in the recruited sample, in
particular, would be important for any future research and some focused PPI work on this issue would
be useful. We address this point again later (see Strengths and limitations of the research).

Retention of families and individual carers in the study is most important at the 12-month post-
randomisation follow-up point, as this would likely be the primary end point for any future larger
trial. If a future study focuses on analysis at the level of the family then retention of families may be
the primary consideration. In the current study, 81% of families in the intervention arm and 73% of
families in the control arm completed at least one outcome at the 12-month follow-up. Seventy per
cent of main family carers completed at least one outcome measure at follow-up and, focusing on the
potential primary outcome for a future trial (i.e. the WEMWBS), 51% of main family carers completed
the mental well-being questionnaire at the 12-month follow-up. These data show the potential for
a good retention rate overall, given that some data collection with at least one family carer from a
family was achieved at the 12-month follow-up with three-quarters of families. However, in any future
research it will be important to maximise the completion of the primary outcome during successful
data collection contacts. The qualitative data also suggested some improvements to a future study
design and methods that might assist with retention. In particular, participants reflected on the number
of data being collected (and that this could be reduced) and there was evidence of some confusion
about when data would be collected. Improved communication with participants throughout the
process may help in future.

DISCUSSION AND CONCLUSIONS
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The study team was successful in recruiting participants for qualitative interviews, suggesting that any
process evaluation elements involving family carer interviews would be feasible in a future larger trial.

Intervention providers and E-PAtS facilitators
Sufficient providers and facilitators (i.e. professionals and family carers) were recruited to deliver the
E-PAtS intervention in the feasibility study, delivering more E-PAtS groups than originally planned.
New facilitators were also successfully trained and supervised through their first delivery of the E-PAtS
intervention. Only one of the facilitators trained was subsequently deemed not suitable to deliver the
intervention at this time, but this did not affect delivery as sufficient additional capacity had been built
in at the training stage. Given the very low rate of unsuitable facilitators after training, the selection/
recruitment process for facilitators appears to be fit for purpose.

Provider organisations and facilitators were positive about the E-PAtS intervention, valued the
co-production/co-delivery approach, in particular, and have continued to deliver the intervention
following the study. The provider organisations were all recruited from the same umbrella organisation
that had an established relationship with the team members. However, a small survey of potential
provider organisations without established relationships with the research team (12 non-Mencap
organisations, one Mencap organisation and two unknown organisations) also confirmed interest in
the focus of the intervention and the nature/logic of the intervention model, and, for a definitive
RCT, a wider variety of provider organisations would need to be recruited to deliver the programme.
The most significant barrier identified for future participation in a larger study was funding. Funding
for the intervention would need to be secured as a part of the planning for a future trial, especially
as providers in sites would probably need to deliver several E-PAtS groups. Therefore, the total funding
commitment would probably be beyond the resources of many community-based organisations
supporting families of young children with intellectual disability.

Provider organisations did express concern about the randomised nature of the design, but were
persuaded by the perceived importance of the research for families of young children with intellectual
disability. Provider organisations also recognised the significance of offering families a choice of
study pathway (i.e. what they would be offered in the control arm of the study) and supported this
as a way in the current study to gather direct data about the design of a future trial. Although
contamination between trial arms is a potential risk, the chances of contamination appear minimal.
First, although not specifically asked, there was no evidence of contamination in the qualitative interviews
with participants or facilitators. Second, family carer facilitators would not have been in contact with
any families in the control group during the trial period at all. Last, although we cannot say for sure,
the likelihood that professional facilitators were specifically working with these families at this time
is minimal.

Feasibility and acceptability of study processes and proposed outcome measures
Provider organisations (see Intervention providers and E-PAtS facilitators) found the randomisation to be
acceptable. Family carers also found randomisation in the current study to be acceptable. It was not
straightforward to clearly describe to them the choice of study pathway (i.e. their choice of being
offered the E-PAtS programme if they were randomised to the control arm) and there was evidence
from the qualitative interviews that parents may partly have chosen to be offered the E-PAtS programme
later because they perceived that they had nothing to lose by doing so. Family carers also indicated in
interviews that some research assistants may have encouraged carers to make this choice or reinforced
participants’ observation that they would have nothing to lose by choosing to be offered the E-PAtS
programme at the end of the study because they did not have to take up any offer later on. Nevertheless,
all bar one family chose to be offered the E-PAtS programme at the end of the study period if they
were to end up in the control arm, indicating that this would be an acceptable future comparator in a
randomised study.
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Family carers generally appreciated being given a choice about how they completed outcome measures
(i.e. face to face, by questionnaire or over the telephone) and appreciated the opportunity to change
the data completion method during the study (with three carers opting to make a change during the
study). The vast majority of carers opted for non-face-to-face methods of data collection, and this
also provided some flexibility for the research team, who were able to use a variety of strategies for
following up participants to complete study measures.

One of our strategies to increase the acceptability of completing study measures was to provide a
report based on the VABS standardised assessment, including some practical recommendations for
families. The format and style of the report were finalised following PPI consultation. However, this
report was met with a mixed response. Several participants valued the report and its format and style.
However, some found it to be too ‘clinical’ in nature. Although this report seems unlikely to have
helped to increase the acceptability of the data collection procedures, it might still be useful to include
in a future study after a review of its style and content (perhaps after further PPI input). In particular,
it would be helpful to consider if the second section of the report (i.e. the standard computer-generated
report from the VABS software package) is needed.

In terms of the outcome measures themselves, the main comment in the qualitative interviews was
that the outcome measures package was long. There is substantial potential to reduce the number of
measures included in a future study and to prioritise outcomes using the logic model by considering
possible overlap in the content of some measures. The FMSS was removed from the outcome measures
after the 3-month follow-up, given the negative reactions from a number of participants and reflection
from the SMG that this was not a crucial outcome. Some rapid coding of the speech samples (not
reported here) also suggested that there was little variation in participants’ scores on this measure, and
therefore there would be very little opportunity to demonstrate change. This combination of evidence
suggests that the FMSS should not be included in a future trial. Otherwise, there were no particularly
strong reactions to any other outcome measure. In addition, the data on completion of outcome
measures support this conclusion. There were very high levels of data completion for all other
measures in the study. Although we did not assess cost-effectiveness in this study, the feasibility of
conducting an economic evaluation in a definitive trial was assessed. The health-related quality-of-life
measure (i.e. EQ-5D) had a high degree of data completeness. The service receipt tool did attract some
comments about the time it took to complete and the effort in recalling information, especially for
families with multiple contacts and appointments with services and professionals. Overall, the results of
the present research suggest that gathering data to enable a cost-effectiveness evaluation in a future
trial would be feasible.

Data gathered during the interviews (including some survey questions) about the potential to include
routine data collection in a future study suggested that this would, on the whole, be acceptable to
family carers. An assessment of the availability of routine data sources suggested that some sources
of routine data would also be feasible to collect. In the event that routine data collection is to be
included in future research, data gathered in the current study suggest that it would be important
to include clear educational messaging for participants about routine data and how such data can be
provided to researchers. This should reduce any concerns that participants might have about routine
data collection.

Although the current research was not designed to test the clinical effectiveness and cost-effectiveness
of the E-PAtS intervention, there was preliminary evidence that the chosen proposed outcome measures
(including the potential primary outcome for a later trial – the WEMWBS) reflected changes in the
intervention arm of the study that are specified in the logic the model. Group differences at the
12-month follow-up were in the expected direction. However, the models fitted in this feasibility study
adjusted for the clustered nature of carers within families only. In a definitive study, in addition to
clustering of carers within a family, the clustering of families within E-PAtS groups may also require
accounting for in statistical models. This is a form of partial nesting (i.e. clustering that would occur
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within one arm of the trial only), and similar to ignoring the clustering of carers within families, can lead
to artificially narrow SEs and, hence, CIs that are artificially narrow and p-values that are artificially
small. In line with the findings from Candlish et al.,96 we would propose a heteroscedastic, partially
nested mixed-effects model for handling this form of clustering. These analyses nonetheless suggest
that it should be possible, in principle, to select from the outcomes tested in the current study to inform
the outcome measures package for a future larger trial.

Intervention acceptability, adherence and fidelity
Qualitative interviews with participants showed that the E-PAtS intervention was positively perceived,
and family carers reported positive outcomes for themselves and their family. As in other studies of
interventions with an element of peer-to-peer support, parents valued the intervention beyond its
specific content for shared contact with other families, learning from the experiences of other families
and a process of mutual support among E-PAtS group members (note that the E-PAtS programme is
not a wholly peer-support intervention as one facilitator is a professional).36 Family carer facilitators
also gained some additional expertise through the E-PAtS programme training and delivery, and gained
in confidence. In terms of the safety of the intervention, it is also important to note that no potentially
related adverse events were reported during the research.

Adherence to the E-PAtS intervention was assessed primarily at the level of family attendance at
E-PAtS sessions. Seventy-six per cent of families in the intervention arm of the trial attended at least
five of the eight E-PAtS sessions. A session was counted as attended by a family if at least one family
carer from the family attended the session. This definition of adherence is a good fit with the E-PAtS
logic model and E-PAtS programme practice. Therefore, second family carers are welcomed and
encouraged to be involved in the intervention. However, it is left to families to decide how to manage
their attendance. From the pattern of attendance and from qualitative data from participants and
facilitators, it was clear that families typically focused on the main family carer attending E-PAtS
sessions, with sometimes shared attendance responsibilities, but otherwise any second family carer
attended when the main family carer could not.

Although the E-PAtS programme is designed to be delivered across eight sessions, there is recognition,
as for most similar group-based parent interventions, that families are unlikely to be able to attend
every single session. Families of children with an intellectual disability are also likely to face additional
challenges relating to attendance at intervention sessions compared with families of non-disabled
children. In particular, families may have limited financial capacity and the care demands of raising a
child with an intellectual disability (especially for personal care) are higher than for other carers.13

Therefore, the E-PAtS programme includes a number of mechanisms (see Chapter 2) to support family
carers who have missed sessions (e.g. provision of handouts and other materials and catch-up contact
with a facilitator before or after another session or between sessions). Facilitators also clearly
communicated to families that the priority was for at least one carer from the family to attend as many
E-PAtS sessions as possible and, ideally, for that to be the same family carer throughout.

Given all of these points, it became very clear that the initially proposed criteria for E-PAtS programme
adherence were not a good match with the intervention logic and that they were unworkable for families.
The initial criterion for adherence was to attend one of the first two sessions, three of the following
five sessions and also the eighth integrative session. This attendance pattern was never communicated
to families nor to E-PAtS programme facilitators. In addition, adherence for second family carers in a
family was proposed to follow the same definition. Given how families managed attendance, and were
encouraged to manage attendance, the application of such a definition for second family carers
adherence was inappropriate. Given the mechanisms for repetition of content themes and catch-up
for missed sessions, a more typical adherence definition relating to a total number of sessions (five)
from those available (eight) was deemed a better match with the logic model and more pragmatic.
In any future trial it would be helpful to gather more data about facilitators’ actions to catch up with
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individual families/carers for missed sessions and data on how family carers engage with materials
provided for sessions that they missed. This would give a fuller picture of participants’ engagement with
the intervention.

Fidelity of E-PAtS intervention delivery was assessed using a facilitator-completed checklist after each
session and session recordings that were later rated by researchers. Facilitators reported that they had
delivered almost all of the required content of the sessions (97%) and all eight E-PAtS sessions were
delivered in all sites for all groups of family carers. Sometimes facilitators were not able to deliver a
particular session (e.g. due to illness), but in every such case another local facilitator was able to take
their place. This does reinforce the need for each site to have more than two facilitators trained and
available. Research ratings of seven recorded E-PAtS sessions also showed that > 85% of expected
content was delivered in all recorded sessions (and this was 100% for four out of the seven recorded
sessions). These data suggest that the training and support process, and E-PAtS manual work well
together to ensure a high degree of fidelity in delivery of the intervention.

Exploratory analyses also showed that WEMWBS scores at both baseline and 12 months were higher for
participants whose families adhered to the intervention and as session attendance increased. Similarly,
the availability of WEMWBS scores at 12 months was higher for those families with adherence and
higher attendance levels at the family level. Finally, statistical models accounting for non-adherence or
session attendance highlighted the potential for larger effect sizes for the WEMWBS at 12 months if
adherence is increased.

For the definitive trial, analyses examining the impact of adherence on outcome will need to consider
the following aspects:

l How different conceptualisations of adherence/attendance map onto the logic model. The definition
currently in use implies transferral of knowledge to a family carer absent from a session.

l If session attendance adequately captures ‘adherence’ in the context of the E-PAtS programme, or if
intervention fidelity and group dynamics should also be accounted for.

l The plausibility of the key assumptions underlying the CACE analyses. For example, the adherence
definition made the implicit assumption that participants in families that attended four or fewer sessions
receive no benefit from being randomised to the E-PAtS programme (the ‘exclusion restriction’).

l The extent to which clustering of adherence needs explicit accounting for.
l Approaches to account for missing outcome data, which appeared to be related to whether or not a

family adhered to the intervention.

Usual practice
Part of the expressed rationale for service providers to become involved in the study was their
perception that families of young children with intellectual disability are not routinely offered an
intervention like the E-PAtS programme. Therefore, provider organisation perceptions were that the
E-PAtS programme was different from usual practice. Family carers in the qualitative research were of
a similar view and suggested, in particular, that the bespoke nature of the E-PAtS programme (designed
for families of young children with intellectual disability) and the co-production and co-delivery
elements were different from usual practice. There was some evidence that not all of the content of
the E-PAtS programme was new to the families, but the bringing together of the content and its
delivery context were perceived as different from usual practice. Some parents had come across similar
content to some of the E-PAtS programme content in their own research, especially on the internet.

Descriptive analysis of data from a question added into an online survey of young families of children
with intellectual disability and related conditions in the UK showed that fewer than one-third of
families had received any identifiable intervention for either their child or themselves as a family
carer in the preceding 12 months. Just over 10% had received a clearly named intervention, and these
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included parent training approaches, such as Stepping Stones Triple P. However, this clearly represents
a minority of families and suggests that a group for family carers, such as the E-PAtS groups, is quite
distinct from usual practice in availability (in addition to in content). Family carer members of the
advisory group also discussed the lack of support, similar to the E-PAtS programme, that had been
available to them when their children were younger.

Patient and public involvement
A family carer member attended all SSC meetings and contributed to all discussions. They were also
able to offer a particularly helpful perspective on strategies for follow-up of family carers, the potential
importance of the intervention for family carers (in the context of a lack of similar support) and
interpretation of the process evaluation findings. On reflection, although the family carer was very well
informed and able to participate fully in the SSC, it would have been helpful for the research team to
offer some preparation time before each meeting to be able to orientate the family carer to the topics
to be discussed and any less familiar concepts (as well as answering any questions they may have had).
Alternatively, or additionally, the family carer could have been put in contact with the PPI co-ordinator
for support.

Overall, the family carer advisory group members were able to guide how materials and questions
should be presented to carers more effectively. They were also able to give practical input to the wider
usual-practice study questionnaire, based on their expertise of what services are available in England
and Northern Ireland. Advisory group members helped to keep the research team focused on a family
carer perspective, and their lived experience enabled them to identify issues that may not have
occurred to the research team, but were potentially very important for participants.

Reflecting on the PPI process, the research team considered the aspects of PPI involvement through
the advisory group that had worked well and less well. First, in terms of successful aspects of the
advisory group, it was helpful to have a mixture of family carers (e.g. some with older children looking
back, some with younger children, some familiar with the E-PAtS programme and some not). Second,
meeting face to face was most valuable, including making sure that senior research team members
attended the meetings in person. Although the meetings took time for all participants (family carers
and research team), the time was well spent. Third, the process adopted at each meeting was to
make sure that carers were well informed and updated before asking them to provide their input.
This educational element was crucial and worked especially well when lead research team members
explained aspects of the research process that were unfamiliar to carers (e.g. an accessible presentation
on the role of process evaluation). Fourth, it was important to listen to the views of the family carers
and to take the time to explain why we were not able to act on some suggestions. This communicated
respect for the role of the family carer advisors. Finally, it was important to keep family carers updated
about the study in between meetings and they were interested and keen to receive the updates.

In terms of lessons learned for PPI work in any future research, we did not plan as effectively as
possible the timings of the advisory group meetings to tie in with key study milestones. For example,
the first advisory group meeting was too late to discuss most recruitment materials and consultation
had to be undertaken by e-mail. Engagement with the advisory group was always more effective the
earlier it took place in the development of an aspect of the research. It was also not always clear that
senior research team members had prioritised their involvement in attending the advisory group, but
this is clearly an important marker of respect for the group. A small amount of turnover in family carer
advisory group membership was experienced and this is important to plan for in any future study
(e.g. the need to induct new members perhaps at several points during a longer study). Although the
chairing of the advisory group was offered to the carers themselves, they did not want to take on the
role. It would be useful in future to consider directly recruiting a family carer who would be willing
to take on this role, as it may also give a different flavour to the meetings and help to give more
control to the family carer advisors. Alternatively, a co-chairing arrangement with a co-applicant could
be discussed.
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Strengths and limitations of the research

A particular strength of the research was the ongoing partnership both with the provider organisations
and PPI partner organisation, and with family carers themselves. PPI effectively ran throughout the
whole project from the organisation of the E-PAtS programme delivery, the training of professional
and family carer facilitators, the delivery of the E-PAtS programme, and the family carer roles on the
advisory group and the SSC. Being closely connected to support organisations and to family carers
throughout the study enhanced the quality and the practical value of the research. These partnerships
probably also contributed to the achievement of the project objectives. Maintaining a strong co-productive
stance in any future E-PAtS study is imperative. The research also benefited from dedicated, grant-funded
time for a co-applicant working in the CBF, whose main role was to manage the PPI input from the
advisory group and to keep PPI issues live in the SMG meetings.

An additional strength was the combination of subject expertise in the field of intellectual disability
and methodology experts on the research team. This is a strength of many National Institute for Health
Research research projects. However, in this case, the trials unit co-investigators also had considerable
expertise in the field of intellectual disability, having completed a number of trials with this population
group. The practical and methodological solutions to day-to-day challenges throughout the research
study were much more sensitive to the needs of the population group and their families as a result of
this added layer of shared interest and expertise. Again, it would be useful to capitalise on established
intellectual disability expertise and positive working relationships between the teams involved in the
current project in any future E-PAtS programme research. The success of the study was also boosted
by extensive research expertise in the team, not just in the field of intellectual disability, but also working
directly with families and on family members adjustment to living with a child with intellectual disability.

The main limitations of the research were the naive definition of adherence to the intervention
proposed before the start of the project and a difficulty in obtaining recordings of the intervention
sessions for independent fidelity ratings. In terms of adherence, before this research, there had not
been a clear definition of adherence for the E-PAtS programme and the research team developed an
overly complex conceptualisation of adherence as a starting point. This definition was not only far
too restrictive but also not a good match for the intervention logic model. We were able to address
this problem during the research and this means that any future research can begin with a much
clearer adherence definition. In terms of recordings of intervention sessions, we were able to develop
a fidelity rating tool and we demonstrated the feasibility of using this tool for rating both video-
and audio-recordings. However, it was difficult to obtain recordings from the provider organisations
because this process relied on facilitators setting up the recording equipment among their other
preparation tasks for E-PAtS programme sessions. We had planned for receiving one or two video-
recordings for each E-PAtS group delivered. However, we received seven session recordings in total,
many of which were audio-recordings. Given that fidelity was possible to rate from audio-recordings, in
any future research it would be worth considering planning from the beginning to use audio-recordings
(for which the equipment set up is much simpler) and more attention needs to be given to practical
steps to ensure that more recordings are available for independent fidelity ratings.

We considered one further issue that is both a potential strength and a limitation. In any future
delivery of the E-PAtS programme, in practice, provider organisations would probably recruit families
to groups that they would be organising. The recruitment process used in the current study closely
reflects the likely future implementation model. However, as noted earlier, the recruited sample did
appear to be relatively well educated and this may reflect families that the provider organisations
were already in contact with and those they were able to attract using the adopted recruitment and
advertising methods. In a future study, some revisions to the recruitment method would be useful.
For example, the research team could develop some direct contacts with other non-provider
organisations in each site and work with them on recruitment, perhaps especially for targeting
less represented and vulnerable groups.
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Implications for the E-PAtS intervention

The E-PAtS intervention itself has continued to evolve following feedback from delivery. A number
of adjustments to the intervention were made throughout the research, in particular to address
implementation and delivery issues that emerged. In addition, some of the current study findings have
implications for future and especially larger-scale research on the E-PAtS programme.

First, there is a need to establish a network of supervisors/trainers for a multisite study. Online (rather
than face-to-face) training for trainers has been successfully delivered in two sites, independent of the
current study. This reduces costs for delivery, particularly as it becomes possible to train groups of
facilitators from different geographical areas at the same time. It also eliminates the costs of travel
for both facilitators and trainers and the costs of room bookings. Although the time for delivering the
training remains the same, the removal of travel means that it is possible to divide the training over
a greater number of days (e.g. delivery in halfdays), which can be advantageous for trainees and
facilitators. This is likely to represent important flexibility for a larger study. Capacity to deliver the
E-PAtS programme has been being built up in a number of sites across the UK to ensure a strong
base in case of a larger-scale future research study.

Second, support for family carers who miss sessions has been an important element of the E-PAtS
programme from the start, but the need to make this more transparent and to document this support
has been highlighted through the feasibility study. There are a variety of methods by which family
carers who have missed sessions may gain this missing information from facilitators, including receiving
the information (in abbreviated form) during a telephone discussion (e.g. before the next session) or in
person (e.g. by coming earlier to the start of the next session). In future research, the extent to which
this happens should be more clearly documented and added to fidelity checklists.

Third, given the numbers of families where a second family carer was recruited, the low number of
second family carers who attended the intervention and that there is now a clearer conceptualisation
of adherence defined at the level of the family, it may be useful to review the E-PAtS programme focus
on up to two carers in each family (see Chapter 2). Where families are more complex, it would be useful
to be open to the potential for more than two carers in a family being recruited and to involve, through
information-sharing and other mechanisms, more than one additional carer.

With the advent of COVID-19, the possibility of online delivery of the E-PAtS programme is also
being explored across three sites (one in England, one in Wales and one in Canada). This may also be
important for future and larger trials, particularly as it is unclear how and when restrictions will lift or
if families of potentially vulnerable individuals will be willing to attend face-to-face group interventions.
Although some costs may reduce (e.g. facilitator and family carer travel, room costs and refreshments)
and families may find it easier to ‘attend’ (as there would be less need for child care), there would be
challenges. Some of the intervention mechanisms may be difficult to replicate virtually. For example,
group dynamics was considered a key mechanism through which the E-PAtS programme worked and
may not be achievable virtually. In addition, participants valued the protected time and space while
attending the E-PAtS programme and felt open to discuss personal challenges at the group sessions,
something they may not feel while attending virtually from their home. Furthermore, disadvantaged
families may not have access to suitable equipment or internet to attend online. These challenges
would need to be addressed if online delivery of the E-PAtS programme is considered.

Progression criteria and potential for future trial

Following the presentation and discussion of the research findings, Tables 25–27 summarise the
progression criteria prespecified in the study protocol and the data relating to each criterion. Also
included in these tables are data relating to points that did not have specific criteria attached,
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but were designed to inform a future study. The progression criteria and associated data have been
discussed in detail by the SMG and the SSC. The SSC recommended that the research progresses to a
full trial. This was because all progression criteria were met fully, except for two points that require
clarification. First, during the current study the research team realised that there was a need to fully
review and revise the definition of E-PAtS programme adherence. Using the updated definition, the
progression criterion was met. However, on the basis of the prespecified definition, the progression
criterion was not met. Second, retention was above the progression target, with the focus on
completion of at least one outcome measure by a carer from each recruited cluster (family). However,
retention was slightly below target when one considers the proportion of main family carers retained
at the 12-month follow-up.

If we had originally written the progression criteria using the now more usual traffic light system,
then retention at 12 months would likely have been in an amber zone.97 The SMG and SSC discussed
retention in this context. As argued earlier, both the SMG and SSC concluded that there was good
evidence to suggest that retention could be improved in a future trial. First, the research team by the
end of the study had developed a series of clearer protocols for following up participants. Second,
at the family level, the research team were successful in gathering at least one measure in a higher
proportion of cases. Therefore, the task would be to ensure that contact and data completion becomes
focused on the primary outcome in future research. Third, the SSC was supportive of the research
team’s proposal to reduce the overall data collection load on carers in a future study (informed by
participants’ comments in interviews that the questionnaire was long). Finally, data from the qualitative
interviews also suggested that there could be clearer communication with participants in a future
study about the need for follow-up data collection and the timing of follow-up.
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Appendix 1 The E-PAtS programme
logic model
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Context and assumptions

• Parents and families of children with intellectual disability are at risk of isolation and emotional difficulties, 
    and routinely report dif f iculties accessing services. Young children with intellectual disability are at risk of 
    developmental difficulties and behavioural/emotional problems associated with poor well-being, reduced quality 
    of life and long-term costs
• There is a bi-directional relationship between parent/caregiver well-being and the development and behaviour
    problems of children with intellectual disability
• There is a need for a family-focused intervention in the early years that targets parental/caregiver well-being,
    confidence, skills and knowledge

Outcomes

E-PAtS programme logic model: revised March 2020

Short term
(post intervention)

Medium term
(approximately 6 months)

External factors

• Availability of local services and supports for families to access following the programme
• Competing demands on time and availability of family caregivers to attend programme

Child:

• Improved child–caregiver
    relationship/positive
    perception of child

Family support system:

• Increased knowledge and
    engagement regarding
    professional/financial support
    services

Group process and knowledge
acquired from programme
curriculum lead to:

Implementation of skills acquired
from programme, building on prior
outcomes, leads to:

Further implementation of skills
and interaction of prior outcomes
lead to:

Child:

• Maintained child–caregiver
    relationship/positive perception
    of child

• Further improved development
    and adaptive skill acquisition 
    for child

• Further reduced emotional and
    behavioural problems

Inputs

Principle 1: early targeted support
• Specif ically for Intellectual and Development Disability population (broadly def ined)
• No formal diagnoses for child required
• Support for families with children aged 0–5 years
• Proactive support to address current needs, reduce risk of crisis and prompt future
    support strategies

Principle 2: evidence-based practices

• Commitment to use of evidence-based principles and strategies in each session
• Amenable to evaluation with clear research plan to support development and evaluation 

Principle 3: a positive approach
• Recognises and builds on joys of raising a child with Intellectual and Development
    Disability and supports positive aspirations
• Employs mechanisms to motivate, engage and empower caregivers
• Founded on a constructive approach to behaviour change
• Builds resource to reduce the risk of emotional and behavioural difficulties (resilience)

Principle 4: partnership working

• Developed through ongoing co-production between caregivers and professionals
• Co-facilitated delivery by caregiver and professional dyads
• Mechanisms and strategies to support peer–peer learning and a supportive group
    context

Principle 5: emotional and social well-being
• Recognition of caregiver vulnerability to emotional difficulties and social isolation
    within the context of child well-being and behaviour
• Provides a specific dedicated session to support caregiver well-being and resilience
• Well-being and emotional needs of caregivers reflected throughout all sessions

Principle 6: contextualised systems support
• Supports low-cost delivery in multiple settings.
• Flexible and adaptive approach to delivery and facilitation (families in group present
    principles and strategies in an accessible manner with adaptations that respond to the
    needs and aspirations of group members)
• Targets direct support for at least two adult family caregivers
• Supports proactive service access for families

E-PAtS materials and curriculum

• Two primary sessions on empowering families and supporting caregiver resilience and
    well-being (with further coverage of both areas in all additional sessions)
• Five sessions on supporting development and reducing emotional and behavioural
    problems for children, and increasing the skills/capacity of family caregivers
• One final integration session, including planning beyond the group programme
• Curriculum structure and mechanisms to supports f lexible attendance for primary
    and second caregiver
• Workbook, resources and tools given to each group member
• Implementation manual, process and related resources
• Facilitator training and supervision programme

Aims and mechanisms
• The E-PAtS programme fosters the resilience, well-being, knowledge and skills of parents/family caregivers 
    who have a child with intellectual disability in the early years and increases access to social and 
    professional support
• This provides a basis for improving parent/caregiver–child transactions, family-orchestrated child
    experiences and children’s health and safety
• Positive changes in these areas improve the development, behaviour and well-being of children with 
    intellectual disability, which further improves outcomes for parents/caregivers and reduces support costs 
    in the long term

Processess

Building family resources

• Social and emotional
    peer support to build
    confidence, increase
    resilience and support
    well-being for family
    caregivers

• Increased caregiver
    skills and strategies to
    support own emotional
    well-being and
    resilience

• Collaboration for two
    or more caregivers
    (i.e. mother and father)
    to develop a shared
    knowledge and
    approach for
    supporting child

• Individualisation that
    responds to the varied
    needs and circumstances
    of children and families

• Increased caregiver
    skills and knowledge to
    support development,
    emotional and
    behavioural difficulties
    for children with 
    intellectual disability

• Strategies and
    knowledge to support
    proactive engagement
    with local services and
    professionals

• Facilitation of a socially
    and emotionally
    supportive peer
    group context

Child:

• Improved child–caregiver
    relationship/positive perception
    of child

• Improved development and
    adaptive skill acquisition

• Initial reductions in emotional
    and behavioural problems

Family support system:

• Increased access to appropriate
    professional and ‘financial’
    support services

• Increased system of social
    support

Parents/family caregivers:

• Maintained confidence,
    emotional well-being and
    resilience, and increased 
    partnership working between 
    family members

• Continued positive patterns of
    family interaction

• Improved family quality of life

Family support system:

• Reduced need for specialist
    professional/service utilisation

• Maintained system of social
    support

Parents/family caregivers:

• Further increased confidence,
    emotional well-being and
    resilience, and increased 
    partnership working between 
    family members

• Improved patterns of family
    interaction (caregiver–child
    transactions; family-orchestrated
    child experiences and children’s
    health and safety)

Parents/family caregivers:

• Increased confidence,
    emotional well-being and
    resilience

• Increased partnership working
    between family members

• Increased knowledge/skills
    regarding child development,
    and management of emotional
    and behavioural problems

Long term
(> 12 months)
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Appendix 2 Participant characteristics by site

Characteristic

All participants, n (%)

Site 1 (N= 52) Site 2 (N= 25) Site 3 (N= 18)

Relationship to child

Biological mother 32 (62) 21 (84) 12 (67)

Biological father 15 (29) 4 (16) 3 (17)

Adoptive mother 0 (0) 0 (0) 1 (6)

Adoptive father 0 (0) 0 (0) 1 (6)

Foster mother 1 (2) 0 (0) 1 (6)

Grandmother 2 (4) 0 (0) 0 (0)

Missing 2 (4) 0 (0) 0 (0)

Living arrangements

Child lives with you full time 45 (87) 23 (92) 18 (100)

Child lives with you part time 4 (8) 0 (0) 0 (0)

Missing 3 (6) 2 (8) 0 (0)

Ethnicity

Black/African/black British: African 2 (4) 5 (20) 0 (0)

Black/African/black British: Caribbean 1 (2) 1 (4) 0 (0)

Black: other 1 (2) 0 (0) 0 (0)

Mixed: other 0 (0) 1 (4) 0 (0)

Ethnic: other 0 (0) 1 (4) 0 (0)

White: English/Welsh/Scottish/Northern Irish/British 39 (75) 6 (24) 5 (28)

White: Irish 7 (13) 0 (0) 13 (72)

White: other 0 (0) 6 (24) 0 (0)

Any other ethnic background 0 (0) 2 (8) 0 (0)

Prefer not to say 0 (0) 1 (4) 0 (0)

Missing 2 (4) 2 (8) 0 (0)

Qualifications

No qualifications 2 (4) 1 (4) 0 (0)

Some GCSEs passes or equivalent 10 (19) 3 (12) 2 (11)

Five or more GCSEs at A*–C or equivalent 6 (12) 2 (8) 1 (6)

Five A/AS Levels or equivalent 1 (2) 0 (0) 1 (6)

Higher education but below degree level 11 (21) 4 (16) 6 (33)

Degree (e.g. BA, BSC, MA) 19 (37) 12 (48) 8 (44)

Do not know 0 (0) 1 (4) 0 (0)

Missing 3 (6) 2 (8) 0 (0)
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Characteristic

All participants, n (%)

Site 1 (N= 52) Site 2 (N= 25) Site 3 (N= 18)

Employment

In a job and currently working for an employer 25 (8) 5 (20) 6 (33)

On maternity/paternity/parental leave 1 (2) 0 (0) 0 (0)

Self-employed 3 (6) 1 (4) 3 (17)

Full-time student 0 (0) 0 (0) 1 (6)

Doing voluntary work 1 (2) 0 (0) 0 (0)

Looking after home and family 17 (33) 10 (40) 8 (44)

Unemployed 0 (0) 3 (12) 0 (0)

Do something else 2 (4) 4 (16) 0 (0)

Missing 3 (6) 2 (8) 0 (0)

Financial situation: total weekly household income

≤ £200 4 (8) 3 (12) 2 (11)

Between £201 and £300 4 (8) 4 (16) 4 (22)

Between £301 and £400 6 (12) 6 (24) 5 (28)

Between £401 and £500 6 (12) 4 (16) 1 (6)

Between £501 and £600 6 (12) 2 (8) 5 (28)

Between £601 and £700 9 (17) 2 (8) 0 (0)

Between £701 and £800 5 (10) 0 (0) 0 (0)

Between £801 and £900 5 (10) 0 (0) 0 (0)

Between £901 and £1000 0 (0) 0 (0) 0 (0)

> £1000 5 (10) 2 (8) 0 (0)

Missing 2 (4) 2 (8) 0 (0)

Financial situation: how are you managing financially?

Living comfortably 8 (15) 0 (0) 3 (17)

Doing all right 25 (48) 8 (32) 7 (39)

Just about getting by 9 (17) 10 (40) 5 (28)

Finding it quite difficult 4 (8) 3 (12) 0 (0)

Finding it very difficult 2 (4) 2 (8) 1 (6)

Missing 4 (8) 2 (8) 2 (11)

Financial situation: could you raise £2000 in a week for an emergency

I could easily raise the money 11 (21) 2 (8) 1 (6)

I could, but it would involve some sacrifices 12 (23) 4 (16) 4 (22)

I would have to do something drastic 9 (17) 4 (16) 1 (6)

I do not think I could raise the money 17 (33) 12 (48) 10 (56)

Missing 3 (6) 3 (12) 2 (11)
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Characteristic

All participants, n (%)

Site 1 (N= 52) Site 2 (N= 25) Site 3 (N= 18)

Health

Very good 18 (35) 6 (24) 12 (67)

Good 17 (33) 14 (56) 5 (28)

Fair 12 (23) 3 (12) 1 (6)

Bad 0 (0) 0 (0) 0 (0)

Very bad 2 (4) 0 (0) 0 (0)

Missing 3 (6) 2 (8) 0 (0)

LTLI

No 34 (65) 18 (72) 18 (0)

Yes 16 (31) 5 (20) 0 (0)

Missing 2 (4) 2 (8) 0 (0)

A Level, Advanced Level; AS Level, Advanced Subsidiary Level; BA, Bachelor of Arts; BSc, Bachelor of Science;
GCSE, General Certificate of Secondary Education; LTLI, Long Term Limiting Illness; MA, Master of Arts.
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Appendix 3 Child characteristics by study site

Characteristic

Reported by main family carer, n (%)

Site 1 (N= 38) Site 2 (N= 22) Site 3 (N= 14)

Gender of child

Male 24 (63) 16 (73) 10 (71)

Female 12 (32) 6 (27) 4 (29)

Missing 2 (5) 0 (0) 0 (0)

School/nursery attendance

Not in school/nursery 13 (34) 3 (14) 8 (57)

Mainstream preschool/nursery 5 (13) 9 (41) 0 (0)

SRB in mainstream preschool/nursery 1 (3) 6 (27) 0 (0)

Mainstream school 2 (5) 1 (5) 1 (7)

Special school 3 (8) 0 (0) 0 (0)

Special preschool/nursery 12 (32) 1 (5) 4 (29)

Missing 2 (5) 2 (9) 1 (7)

Visual impairment

No 28 (74) 13 (59) 11 (79)

Yes 8 (21) 6 (27) 3 (21)

Missing 2 (5) 3 (14) 0 (0)

Hearing impairment

No 29 (76) 16 (73) 14 (100)

Yes 7 (18) 3 (14) 0 (0)

Missing 2 (5) 3 (14) 0 (0)

Physical health problems

No 15 (39) 16 (73) 8 (57)

Yes 20 (53) 3 (14) 6 (43)

Missing 3 (8) 3 (14) 0 (0)

Sibling aged 4–16 years

No 10 (26) 9 (41) 5 (36)

Yes 26 (68) 13 (59) 8 (57)

Missing 2 (5) 0 (0) 1 (7)

SRB, specialist resource base.
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Appendix 4 Secondary outcomes by trial
arm and family carer status
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Measure

Trial arm

Control Intervention

Baseline 3 months 12 months Baseline 3 months 12 months

WEMWBS: score range 14–70; higher scores indicate higher levels of mental well-being

Main family carer

Forms returned, n (%) of those randomised 35 (95) 23 (62) 18 (49) 35 (95) 29 (78) 20 (54)

Useable forms, n (%) of those returned 35 (100) 23 (100) 18 (100) 35 (100) 28 (97) 20 (100)

Mean score (SD) 43.5 (9.5) 42.0 (10.2) 43.1 (11.3) 43.0 (10.6) 44.4 (9.0) 45.2 (10.9)

Range 23–62 21–60 21–65 19–66 23–59 25–62

Second family carer

Forms returned, n (%) of those randomised 10 (100) 5 (50) 5 (50) 10 (91) 6 (55) 7 (64)

Useable forms, n (%) of those returned 10 (100) 5 (100) 5 (100) 10 (100) 6 (100) 7 (100)

Mean score (SD) 41.8 (6.9) 45.7 (3.9) 40.0 (10.4) 47.2 (10.5) 51.0 (8.9) 50.3 (11.0)

Range 30–55 41–49 26–52 36–65 40–61 37–68

All participants

Forms returned, n (%) of those randomised 45 (96) 28 (60) 23 (49) 45 (94) 35 (73) 27 (56)

Useable forms, n (%) of those returned 45 (100) 28 (100) 23 (100) 45 (100) 34 (97) 27 (100)

Mean score (SD) 43.2 (8.9) 42.7 (9.4) 43.4 (11.0) 43.9 (10.6) 45.5 (9.2) 46.5 (10.9)

Range 23–62 21–60 21–65 19–66 23–61 25–68

HADS anxiety: score range 0–21; higher scores indicate greater anxiety

Main family carer

Forms returned, n (%) of those randomised 35 (95) 21 (58) 18 (49) 37 (100) 27 (73) 21 (58)

Useable forms, n (%) of those returned 35 (100) 21 (100) 18 (100) 37 (100) 27 (100) 21 (100)

Mean score (SD) 10.6 (3.5) 12.3 (4.7) 10.6 (4.6) 10.7 (4.6) 10.8 (4.9) 8.2 (4.5)

Range 3–19 4–20 3–19 1–21 3–19 1–20
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Measure

Trial arm

Control Intervention

Baseline 3 months 12 months Baseline 3 months 12 months

Second family carer

Forms returned, n (%) of those randomised 10 (100) 5 (50) 5 (50) 10 (91) 6 (55) 7 (64)

Useable forms, n (%) of those returned 10 (100) 5 (100) 5 (100) 10 (100) 6 (100) 7 (100)

Mean score (SD) 10.3 (4.5) 7.6 (3.6) 7.4 (3.0) 8.1 (3.0) 7.2 (4.0) 7.4 (4.4)

Range 0–18 4–13 3–11 4–12 1–11 1–14

All participants

Forms returned, n (%) of those randomised 45 (96) 26 (55) 23 (49) 47 (98) 33 (69) 28 (58)

Useable forms, n (%) of those returned 45 (100) 26 (100) 23 (100) 47 (100) 33 (100) 28 (100)

Mean score (SD) 10.6 (3.7) 11.4 (4.8) 9.9 (4.4) 10.1 (4.4) 10.2 (4.9) 8.0 (4.4)

Range 0–19 4–20 3–19 1–21 1–19 1–20

HADS depression: score range 0–21; higher scores indicate higher levels of depression

Main family carer

Forms returned, n (%) of those randomised 35 (95) 21 (57) 18 (49) 37 (100) 27 (73) 21 (57)

Useable forms, n (%) of those returned 35 (100) 21 (100) 18 (100) 37 (100) 27 (100) 21 (100)

Mean score (SD) 7.7 (3.8) 8.9 (4.3) 9.6 (4.2) 7.6 (4.2) 7.6 (4.3) 6.1 (4.1)

Range 1–16 3.5–20 4–20 0–17 0–15 0–14

Second family carer

Forms returned, n (%) of those randomised 10 (100) 5 (50) 5 (50) 10 (91) 6 (55) 7 (64)

Useable forms, n (%) of those returned 10 (100) 5 (100) 5 (100) 10 (100) 6 (100) 7 (100)

Mean score (SD) 8.5 (4.4) 7 (2.9) 6.4 (3.2) 5.7 (2.9) 4.5 (4.1) 6.0 (5.4)

Range 0–15 2–9 3–11 1–9 0–11 0–13
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Measure

Trial arm

Control Intervention

Baseline 3 months 12 months Baseline 3 months 12 months

All participants

Forms returned, n (%) of those randomised 45 (96) 26 (27) 23 (49) 47 (98) 33 (69) 28 (58)

Useable forms, n (%) of those returned 45 (100) 26 (100) 23 (100) 47 (100) 33 (100) 28 (100)

Mean score (SD) 7.9 (3.9) 8.6 (4.1) 8.9 (4.2) 7.2 (4.0) 7.1 (4.4) 6.1 (4.4)

Range 0–16 2–20 3–20 0–17 0–15 0–14

HADS emotional distress (sum of anxiety and depression subscales): score range 0–42; higher scores indicate greater emotional distress

Main family carer

Forms returned, n (%) of those randomised 35 (74) 21 (57) 18 (49) 37 (100) 27 (73) 21 (57)

Useable forms, n (%) of those returned 35 (100) 21 (100) 18 (100) 37 (100) 27 (100) 21 (100)

Mean score (SD) 18.3 (6.4) 21.2 (7.6) 20.2 (8.0) 18.3 (8.2) 18.5 (8.7) 14.3 (8.1)

Range 6–32 7.5–32 7–34 4–38 4–32 1–32

Second family carer

Forms returned, n (%) of those randomised 10 (100) 5 (50) 5 (50) 10 (91) 6 (55) 7 (64)

Useable forms, n (%) of those returned 10 (100) 5 (100) 5 (100) 10 (100) 6 (100) 7 (100)

Mean score (SD) 18.8 (8.4) 14.6 (5.5) 13.8 (6.1) 13.8 (5.1) 11.7 (7.5) 13.4 (9.0)

Range 0–33 6–20 6–22 7–21 1–22 1–27

All participants

Forms returned, n (%) of those randomised 45 (96) 26 (55) 23 (49) 47 (98) 33 (69) 28 (58)

Useable forms, n (%) of those returned 45 (100) 26 (100) 23 (100) 47 (100) 33 (100) 28 (100)

Mean score (SD) 18.4 (6.8) 19.9 (7.7) 18.8 (8.0) 17.3 (7.8) 17.2 (8.8) 14.1 (8.2)

Range 0–33 6–32 6–34 4–38 1–32 1–32
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Measure

Trial arm

Control Intervention

Baseline 3 months 12 months Baseline 3 months 12 months

VABS child-level variable

Not collected
at the 3-month
time point

Not collected
at the 3-month
time point

Composite score: standardised score, mean 100

Main family carer

Forms returned, n (%) of those randomised 35 (95) 22 (59) 37 (100) 20 (54)

Useable forms, n (%) of those randomised 35 (100) 22 (100) 37 (100) 20 (100)

Median score (IQR) 55 (40–67) 64.5 (58–69) 58 (50–66) 67.5 (58.5–70.5)

Range 25–78 46–73 34–76 45–73

Second family carer

Forms returned, n (%) of those randomised 9 (90) 9 (90) 11 (100) 7 (64)

Useable forms, n (%) of those randomised 9 (100) 9 (100) 11 (100) 7 (100)

Median score (IQR) 60 (52–67) 67 (59–69) 61 (51–68) 68 (57–71)

Range 47–78 57–71 36–76 53–71

Communication: standardised score, mean 100

Main family carer

Forms returned, n (%) of those randomised 35 (95) 22 (59) 37 (100) 20 (54)

Useable forms, n (%) of those randomised 35 (100) 22 (100) 37 (100) 20 (100)

Median score (IQR) 44 (26–67) 63 (52–70) 55 (34–64) 61 (52–70.5)

Range 20–83 39–77 20–85 40–80
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Measure

Trial arm

Control Intervention

Baseline 3 months 12 months Baseline 3 months 12 months

Second family carer

Forms returned, n (%) of those randomised 9 (90) 9 (90) 11 (100) 7 (64)

Useable forms, n (%) of those randomised 9 (100) 9 (100) 11 (100) 7 (100)

Median score (IQR) 47 (40–58) 64 (61–70) 55 (42–64) 61 (57–71)

Range 32–83 39–73 20–75 54–76

Family APGAR Scale: five items, score range 0–10; higher scores indicate better family function

Main family carer

Forms returned, n (%) of those randomised 34 (92) 21 (57) 18 (49) 37 (100) 27 (73) 21 (57)

Useable forms, n (%) of those returned 34 (100) 20 (95) 17 (94) 37 (100) 27 (100) 21 (100)

Mean score (SD) 7.2 (2.4) 7.4 (2.8) 6.8 (2.7) 6.7 (2.9) 6.9 (3.1) 6.3 (2.6)

Range 2–10 1–10 1–10 0–10 0–10 1–10

Second family carer

Forms returned, n (%) of those randomised 10 (100) 5 (50) 5 (50) 11 (100) 5 (45) 7 (64)

Useable forms, n (%) of those returned 10 (100) 5 (100) 5 (100) 11 (100) 5 (100) 7 (100)

Mean score (SD) 7.6 (2.5) 8.0 (2.3) 5.4 (4.6) 7.7 (3.1) 8.0 (2.5) 6.9 (3.3)

Range 2–10 5–10 0–10 0–10 4–10 1–10

All participants

Forms returned, n (%) of those randomised 44 (94) 26 (55) 23 (49) 48 (100) 32 (67) 28 (58)

Useable forms, n (%) of those returned 44 (100) 25 (96) 22 (96) 48 (100) 32 (100) 28 (100)

Mean score (SD) 7.3 (2.4) 7.5 (2.7) 6.5 (3.2) 6.9 (2.9) 7.1 (3.0) 6.4 (2.8)

Range 2–10 1–10 0–10 0–10 0–10 1–10
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Measure

Trial arm

Control Intervention

Baseline 3 months 12 months Baseline 3 months 12 months

Family Support Scale: number of informal sources of support available

Main family carer

Forms returned, n (%) of those randomised 35 (95) 21 (57) 17 (46) 37 (100) 28 (76) 21 (57)

Useable forms, n (%) of those randomised 35 (100) 21 (100) 17 (100) 37 (100) 28 (100) 21 (100)

Median score (IQR) 9 (8–12) 10 (9–12) 11 (9–13) 9 (7–11) 7.5 (6–11) 10 (7–11)

Range 5–13 3–13 2–13 3–13 2–13 2–12

Second family carer

Forms returned, n (%) of those randomised 10 (100) 5 (50) 5 (50) 10 (91) 6 (55) 7 (64)

Useable forms, n (%) of those randomised 10 (100) 5 (100) 5 (100) 10 (100) 6 (100) 7 (100)

Median score (IQR) 11 (10–13) 12 (11–13) 11 (11–12) 12 (12–12) 8 (7–13) 12 (8–13)

Range 6–13 11–13 10–13 9–13 7–13 7–13

All participants

Forms returned, n (%) of those randomised 45 (96) 26 (55) 22 (47) 47 (98) 34 (71) 28 (58)

Useable forms, n (%) of those randomised 45 (100) 26 (100) 22 (100) 47 (100) 34 (100) 28 (100)

Median score (IQR) 10 (8–12) 11 (9–12) 11 (10–13) 10 (7–12) 8 (6–11) 10 (7.5–11)

Range 5–13 3–13 2–13 3–13 2–13 2–13

Family Support Scale: number of formal sources of support available

Main family carer

Forms returned, n (%) of those randomised 35 (95) 21 (57) 17 (46) 37 (100) 28 (76) 21 (57)

Useable forms, n (%) of those randomised 35 (100) 21 (100) 17 (100) 37 (100) 28 (100) 21 (100)

Median score (IQR) 4 (3–4) 5 (4–5) 4 (4–5) 4 (3–4) 4 (3.5–5) 4 (3–4)

Range 1–5 3–5 3–5 1–5 2–5 2–5
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Measure

Trial arm

Control Intervention

Baseline 3 months 12 months Baseline 3 months 12 months

Second family carer

Forms returned, n (%) of those randomised 10 (100) 5 (50) 5 (50) 10 (91) 6 (55) 7 (64)

Useable forms, n (%) of those randomised 10 (100) 5 (100) 5 (100) 10 (100) 6 (100) 7 (100)

Median score (IQR) 5 (4–5) 5 (4–5) 4 (4–4) 4 (4–5) 4 (3–5) 5 (4–5)

Range 3–5 4–5 4–5 1–5 3–5 3–5

All participants

Forms returned, n (%) of those randomised 43 (91) 26 (55) 22 (47) 47 (98) 34 (71) 28 (58)

Useable forms, n (%) of those randomised 43 (100) 26 (100) 22 (100) 47 (100) 34 (100) 28 (100)

Median score (IQR) 4 (3–5) 4 (4–5) 4 (4–5) 4 (3–5) 4 (3–5) 4 (3–5)

Range 1–5 3–5 3–5 1–5 2–5 2–5

Mean helpfulness of informal sources of support available: scored 0 (not at all helpful) to 4 (extremely helpful)

Main family carer

Forms returned, n (%) of those randomised 35 (95) 21 (57) 17 (46) 37 (100) 28 (76) 21 (57)

Useable forms, n (%) of those returned 35 (100) 21 (100) 17 (100) 37 (100) 28 (100) 21 (100)

Mean score (SD) 1.8 (0.8) 1.8 (0.7) 1.6 (0.7) 2.1 (0.9) 2.0 (0.8) 2.0 (1.0)

Range 0.5–3.5 0.7–3.0 0.5–3.0 0.5–4.0 0–3.7 0.6–3.8

Second family carer

Forms returned, n (%) of those randomised 10 (100) 5 (50) 5 (50) 10 (91) 6 (55) 7 (64)

Useable forms, n (%) of those returned 10 (100) 5 (100) 5 (100) 10 (100) 6 (100) 7 (100)

Mean score (SD) 1.9 (0.5) 2.0 (0.6) 1.5 (0.3) 1.7 (0.6) 2.2 (1.1) 2.2 (1.1)

Range 1.1–2.7 1.0–2.7 1.1–1.9 0.9–2.8 0.9–3.8 0.8–4.0
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Measure

Trial arm

Control Intervention

Baseline 3 months 12 months Baseline 3 months 12 months

All participants

Forms returned, n (%) of those randomised 45 (96) 26 (55) 22 (47) 47 (98) 34 (71) 28 (58)

Useable forms, n (%) of those returned 45 (100) 26 (100) 22 (100) 47 (100) 34 (100) 28 (100)

Mean score (SD) 1.8 (0.8) 1.8 (0.7) 1.6 (0.6) 2.0 (0.9) 2.0 (0.8) 2.0 (1.0)

Range 0.5–3.5 0.7–3.0 0.5–3.0 0.5–4.0 0–3.8 0.6–4.0

Mean helpfulness of formal sources of support available: scored 0 (not at all helpful) to 4 (extremely helpful)

Main family carer

Forms returned, n (%) of those randomised 35 (95) 21 (57) 17 (46) 37 (100) 28 (76) 21 (57)

Useable forms, n (%) of those returned 35 (100) 21 (100) 17 (100) 37 (100) 28 (100) 21 (100)

Mean score (SD) 2.2 (1.0) 2.2 (0.8) 1.9 (1.1) 2.4 (0.9) 2.4 (0.9) 2.5 (1.1)

Range 0.6–4.0 0.5–3.6 0.4–4.0 0.8–4.0 0.6–4.0 0.5–4.0

Second family carer

Forms returned, n (%) of those randomised 10 (10) 5 (50) 5 (50) 10 (91) 6 (55) 7 (64)

Useable forms, n (%) of those returned 10 (100) 5 (100) 5 (100) 10 (100) 6 (100) 7 (100)

Mean score (SD) 2.8 (1.1) 2.7 (0.9) 2.2 (1.1) 2.7 (1.2) 2.8 (1.3) 2.7 (0.7)

Range 0.7–4.0 1.8–4.0 0.5–3.5 0.2–4.0 0.6–4.0 2.0–4.0

All participants

Forms returned, n (%) of those randomised 45 (96) 26 (55) 22 (47) 47 (98) 34 (71) 28 (58)

Useable forms, n (%) of those returned 45 (100) 26 (100) 22 (100) 47 (100) 34 (100) 28 (100)

Mean score (SD) 2.4 (1.0) 2.3 (0.8) 2.0 (1.1) 2.5 (1.0) 2.5 (0.9) 2.6 (1.0)

Range 0.6–4.0 0.5–4.0 0.4–4.0 0.2–4.0 0.6–4.0 0.5–4.0
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Measure

Trial arm

Control Intervention

Baseline 3 months 12 months Baseline 3 months 12 months

Positive Gains Scale: seven items, score range 7–35; higher scores indicate higher positive gains

Main family carer

Forms returned, n (%) of those randomised 35 (95) 21 (57) 18 (49) 34 (92) 28 (76) 20 (54)

Useable forms, n (%) of those randomised 35 (100) 21 (100) 18 (100) 34 (100) 27 (96) 20 (100)

Median score (IQR) 13 (9–16) 14 (11–15) 12.5 (9–14) 11.5 (9–16) 12 (9–15) 11.5 (8–14.5)

Range 7–24 7–19 7–19 7–23 7–35 7–20

Second family carer

Forms returned, n (%) of those randomised 10 (100) 5 (50) 5 (50) 10 (91) 6 (55) 7 (64)

Useable forms, n (%) of those randomised 10 (100) 5 (100) 5 (100) 10 (100) 6 (100) 7 (100)

Median score (IQR) 14 (9–15) 11 (9–12) 11 (10–13) 10 (7–14) 11.5 (10–17) 9 (9–13)

Range 7–15 9–16 9–16 7–19 9–35 7–14

All participants

Forms returned, n (%) of those randomised 45 (96) 26 (55) 23 (49) 44 (92) 34 (71) 27 (56)

Useable forms, n (%) of those randomised 45 (100) 26 (100) 23 (100) 44 (100) 33 (97) 27 (100)

Median score (IQR) 13 (9–15) 12.5 (10–15) 12 (9–14) 11 (8–15) 12 (9–15) 11 (8–14)

Range 7–24 7–19 7–19 7–23 7–35 7–20

CPRS (15 items) conflict: eight items, score range 8–40; higher scores indicate greater conflict

Main family carer

Forms returned, n (%) of those randomised 35 (95) 21 (57) 18 (49) 37 (100) 28 (76) 21 (57)

Useable forms, n (%) of those returned 35 (100) 21 (100) 18 (100) 36 (97) 28 (100) 21 (100)

Mean score (SD) 19.6 (6.1) 21.0 (5.8) 20.7 (5.8) 20.0 (6.9) 20.2 (7.7) 18.6 (7.1)

Range 11–32 10–30 11–32 8–33 8–35 8–32

A
P
P
E
N
D
IX

4

N
IH

R
Jo
u
rn
als

Lib
rary

w
w
w
.jo

u
rn
alslib

rary.n
ih
r.ac.u

k

1
2
4



Measure

Trial arm

Control Intervention

Baseline 3 months 12 months Baseline 3 months 12 months

Second family carer

Forms returned, n (%) of those randomised 10 (100) 5 (50) 5 (50) 11 (100) 6 (55) 7 (64)

Useable forms, n (%) of those returned 10 (100) 5 (100) 5 (100) 10 (91) 6 (100) 7 (100)

Mean score (SD) 16.7 (7.3) 15.6 (6.1) 19.0 (8.2) 16.3 (6.0) 10.5 (2.6) 16.4 (8.0)

Range 8–29 9–23 10–31 9–26 8–15 8–28

All participants

Forms returned, n (%) of those randomised 45 (96) 26 (55) 23 (49) 48 (100) 34 (71) 28 (58)

Useable forms, n (%) of those returned 45 (100) 26 (100) 23 (100) 46 (96) 34 (100) 28 (100)

Mean score (SD) 18.9 (6.4) 20.0 (6.1) 20.3 (6.2) 19.2 (6.8) 18.5 (8.0) 18.0 (7.3)

Range 8–32 9–30 10–32 8–33 8–35 8–32

CPRS (15 items) closeness: seven items, score range 7–35; lower scores indicate a less close relationship

Main family carer

Forms returned, n (%) of those randomised 35 (95) 21 (57) 18 (49) 37 (100) 28 (76) 21 (57)

Useable forms, n (%) of those returned 33 (94) 19 (90) 15 (83) 35 (95) 27 (96) 21 (100)

Mean score (SD) 25.2 (5.8) 25.3 (6.0) 27.8 (4.1) 26.6 (4.9) 28.0 (4.9) 29.1 (3.8)

Range 13–35 11–34 19–35 17–35 19–35 22–35

Second family carer

Forms returned, n (%) of those randomised 10 (100) 5 (50) 5 (50) 11 (100) 6 (55) 7 (64)

Useable forms, n (%) of those returned 9 (90) 5 (100) 4 (80) 10 (91) 6 (100) 7 (100)

Mean score (SD) 28.3 (2.6) 27.6 (2.8) 27.0 (1.4) 27.9 (4.4) 28.5 (6.9) 31.2 (3.5)

Range 24–32 23–30 26–29 21–32 15–35 25–35
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Measure

Trial arm

Control Intervention

Baseline 3 months 12 months Baseline 3 months 12 months

All participants

Forms returned, n (%) of those randomised 45 (96) 26 (55) 23 (49) 48 (100) 34 (71) 28 (58)

Useable forms, n (%) of those returned 42 (93) 24 (92) 19 (83) 45 (94) 33 (97) 28 (100)

Mean score (SD) 25.9 (5.4) 25.8 (5.5) 27.6 (3.7) 26.9 (4.7) 28.1 (5.2) 29.7 (3.8)

Range 13–35 11–34 19–35 17–35 15–35 22–35

Child–Parent Activity Index: five items, score range 5–25; higher scores indicate higher frequencies of activities shared with child

Main family carer

Forms returned, n (%) of those randomised 35 (95) 21 (57) 18 (49) 37 (100) 28 (76) 21 (57)

Useable forms, n (%) of those returned 35 (100) 21 (100) 18 (100) 37 (100) 28 (100) 21 (100)

Mean score (SD) 20.8 (3.4) 20.5 (3.2) 20.9 (2.9) 20.6 (3.1) 20.5 (3.7) 20.2 (3.1)

Range 13–24 13–25 14–25 12–25 12–25 13–25

Second family carer

Forms returned, n (%) of those randomised 10 (100) 5 (50) 5 (50) 11 (100) 6 (55) 7 (64)

Useable forms, n (%) of those returned 10 (100) 5 (100) 5 (100) 11 (100) 6 (100) 7 (100)

Mean score (SD) 19.9 (3.4) 19.8 (3.9) 20.8 (4.1) 19.7 (3.1) 21.0 (2.3) 21.7 (3.2)

Range 14–23 16–24 14–24 14–24 18–25 16–25

All participants

Forms returned, n (%) of those randomised 45 (96) 26 (55) 23 (49) 48 (100) 34 (71) 28 (58)

Useable forms, n (%) of those returned 45 (100) 26 (100) 23 (100) 48 (100) 34 (100) 28 (100)

Mean score (SD) 20.6 (3.4) 20.4 (3.3) 20.9 (3.1) 20.4 (3.1) 20.6 (3.4) 20.6 (3.2)

Range 13–24 13–25 14–25 12–25 12–25 13–25
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Measure

Trial arm

Control Intervention

Baseline 3 months 12 months Baseline 3 months 12 months

EQ-5D-5L: EQ-VAS – score range 0 (worst health) to 100 (best health)

Main family carer

Forms returned, n (%) of those randomised 35 (95) 23 (62) 18 (49) 37 (100) 29 (78) 21 (57)

Useable forms, n (%) of those returned 35 (100) 23 (100) 18 (100) 37 (100) 29 (100) 21 (100)

Mean score (SD) 72.4 (17.6) 72.3 (17.6) 68.3 (15.7) 76.6 (18.0) 74.9 (13.6) 73.9 (21.4)

Range 30–95 37–95 40–100 30–100 45–100 30–100

Second family carer

Forms returned, n (%) of those randomised 10 (100) 5 (50) 5 (50) 10 (91) 6 (55) 7 (64)

Useable forms, n (%) of those returned 10 (100) 5 (100) 5 (100) 10 (100) 6 (100) 7 (100)

Mean score (SD) 75.0 (12.5) 82.0 (6.7) 71.0 (13.9) 74.0 (21.8) 71.0 (22.9) 71.0 (25.1)

Range 50–95 75–90 50–85 40–100 40–96 30–97

All participants

Forms returned, n (%) of those randomised 45 (96) 28 (60) 23 (49) 47 (98) 35 (73) 28 (58)

Useable forms, n (%) of those returned 45 (100) 28 (100) 23 (100) 47 (100) 35 (100) 28 (100)

Mean score (SD) 73.0 (16.5) 74.0 (16.6) 68.9 (15.1) 76.1 (18.7) 74.2 (15.2) 73.2 (21.9)

Range 30–95 37–95 40–100 30–100 40–100 30–100

Index value: score range 0.28 to 1 (perfect health)

Main family carer

Forms returned, n (%) of those randomised 35 (95) 23 (62) 18 (49) 37 (100) 29 (78) 21 (57)

Useable forms, n (%) of those randomised 35 (100) 23 (100) 18 (100) 37 (100) 28 (97) 20 (95)

Median score (IQR) 0.84 (0.72–0.91) 0.84 (0.67–1.00) 0.82 (0.72–0.85) 0.80 (0.74–0.88) 0.84 (0.75–0.88) 0.85 (0.73–1.00)

Range –0.08 to 1.00 –0.12 to 1.00 0.61 to 1.00 0.44 to 1.00 0.27 to 1.00 0.35 to 1.00
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Measure

Trial arm

Control Intervention

Baseline 3 months 12 months Baseline 3 months 12 months

Second family carer

Forms returned, n (%) of those randomised 10 (100) 5 (50) 5 (50) 11 (100) 6 (55) 7 (64)

Useable forms, n (%) of those randomised 10 (100) 5 (100) 5 (100) 11 (100) 6 (100) 7 (100)

Median score (IQR) 0.83 (0.77–0.88) 0.77 (0.68–1.00) 0.74 (0.71–0.80) 0.84 (0.70–1.00) 0.88 (0.80–0.88) 0.77 (0.72–1.00)

Range 0.33–1.00 0.35–1.00 0.15–1.00 0.56–1.00 0.71–1.00 0.61–1.00

All participants

Forms returned, n (%) of those randomised 45 (96) 28 (60) 23 (49) 48 (100) 35 (73) 28 (58)

Useable forms, n (%) of those randomised 45 (100) 28 (100) 23 (100) 48 (100) 34 (97) 27 (96)

Median score (IQR) 0.84 (0.77–0.88) 0.80 (0.68–1.00) 0.80 (0.71–0.85) 0.84 (0.74–0.88) 0.84 (0.75–0.88) 0.85 (0.72–1.00)

Range –0.08 to 1.00 –0.12 to 1.00 0.15 to 1.00 0.44 to 1.00 0.27 to 1.00 0.35 to 1.00

Brief COPE (17 items, three subscales): active avoidance coping – score range 6–24

Main family carer

Forms returned, n (%) of those randomised 35 (95) 21 (57) 18 (49) 37 (100) 28 (76) 21 (57)

Useable forms, n (%) of those returned 35 (100) 21 (100) 18 (100) 35 (95) 27 (96) 21 (100)

Mean score (SD) 13.8 (2.9) 12.3 (2.4) 12.7 (2.7) 13.5 (3.2) 13.9 (3.3) 13.1 (3.7)

Range 8–20 8–18 7–18 8–21 8–20 7–21

Second family carer

Forms returned, n (%) of those randomised 10 (100) 5 (50) 5 (50) 10 (91) 6 (55) 7 (64)

Useable forms, n (%) of those returned 10 (100) 5 (100) 5 (100) 10 (100) 6 (100) 7 (100)

Mean score (SD) 14.2 (3.7) 11.0 (2.3) 10.6 (1.9) 12.1 (4.5) 10.7 (2.5) 11.9 (2.0)

Range 9–20 9–15 8–13 6–19 8–15 9–14
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Measure

Trial arm

Control Intervention

Baseline 3 months 12 months Baseline 3 months 12 months

All participants

Forms returned, n (%) of those randomised 45 (96) 26 (55) 23 (49) 47 (98) 34 (71) 28 (58)

Useable forms, n (%) of those returned 45 (100) 26 (100) 23 (100) 45 (96) 33 (97) 28 (100)

Mean score (SD) 13.9 (3.1) 12.1 (2.4) 12.3 (2.7) 13.2 (3.5) 13.3 (3.4) 12.8 (3.4)

Range 8–20 8–18 7–18 6–21 8–20 7–21

Problem-focused coping: score range 5–20

Main family carer

Forms returned, n (%) of those randomised 35 (95) 21 (57) 18 (49) 37 (100) 28 (76) 21 (57)

Useable forms, n (%) of those returned 35 (100) 21 (100) 18 (100) 36 (97) 28 (100) 21 (100)

Mean score (SD) 16.5 (2.6) 16.6 (2.6) 17.2 (3.0) 17.0 (2.7) 17.5 (2.8) 17.1 (2.6)

Range 10–20 9–20 9–20 10–20 10–20 11–20

Second family carer

Forms returned, n (%) of those randomised 10 (100) 5 (50) 5 (50) 10 (91) 6 (55) 7 (64)

Useable forms, n (%) of those returned 10 (100) 5 (100) 5 (100) 10 (100) 6 (100) 7 (100)

Mean score (SD) 14.4 (2.8) 13.7 (3.2) 13.0 (3.3) 15.0 (2.1) 16.0 (3.3) 16.9 (2.1)

Range 10–18 10–18 9–16 10–17 11–20 14–20

All participants

Forms returned, n (%) of those randomised 45 (96) 26 (55) 23 (49) 47 (98) 34 (71) 28 (58)

Useable forms, n (%) of those returned 45 (100) 26 (100) 23 (100) 46 (98) 34 (100) 28 (100)

Mean score (SD) 16.0 (2.7) 16.0 (2.9) 16.3 (3.4) 16.5 (2.6) 17.2 (2.9) 17.0 (2.4)

Range 10–20 9–20 9–20 10–20 10–20 11–20
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Measure

Trial arm

Control Intervention

Baseline 3 months 12 months Baseline 3 months 12 months

Positive coping: score range 6–24

Main family carer

Forms returned, n (%) of those randomised 35 (95) 21 (57) 18 (49) 37 (100) 28 (76) 21 (57)

Useable forms, n (%) of those returned 35 (100) 21 (100) 18 (100) 36 (97) 28 (100) 21 (100)

Mean score (SD) 18.9 (3.5) 17.9 (3.7) 18.3 (3.7) 18.0 (3.6) 18.9 (2.7) 18.8 (2.9)

Range 11–24 10–23 11–24 10–24 14–24 14–24

Second family carer

Forms returned, n (%) of those randomised 10 (100) 5 (50) 5 (50) 10 (91) 6 (55) 7 (64)

Useable forms, n (%) of those returned 10 (100) 5 (100) 5 (100) 10 (100) 6 (100) 7 (100)

Mean score (SD) 18.5 (3.1) 19.4 (1.5) 17.8 (3.3) 18.0 (2.3) 18.2 (4.2) 20.4 (2.6)

Range 13–23 17–21 14–22 13–22 11–22 17–24

All participants

Forms returned, n (%) of those randomised 45 (96) 26 (55) 23 (49) 47 (98) 34 (71) 28 (58)

Useable forms, n (%) of those returned 45 (100) 26 (100) 23 (100) 46 (98) 34 (100) 28 (100)

Mean score (SD) 18.8 (3.4) 18.2 (3.4) 18.2 (3.6) 18.0 (3.4) 18.8 (3.0) 19.2 (2.9)

Range 11–24 10–23 11–24 10–24 11–24 14–24

Happiness of Relationship Scale: one item scored 1–7; higher scores indicate greater happiness

Main family carer

Forms returned, n (%) of those randomised 28 (76) 20 (54) 16 (43) 23 (62) 24 (65) 19 (51)

Useable forms, n (%) of those returned 28 (100) 20 (100) 16 (100) 23 (100) 24 (100) 19 (100)

Answered ‘cannot say’, n 2 2 1 1 1 2

Median score (IQR) (excluding those who answered ‘cannot say’) 6 (5–7) 6 (5–7) 6 (5–7) 6 (4–7) 6 (4–7) 6 (5–6)

Range 1–7 1–7 1–7 1–7 1–7 1–7
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Measure

Trial arm

Control Intervention

Baseline 3 months 12 months Baseline 3 months 12 months

Second family carer

Forms returned, n (%) of those randomised 9 (90) 5 (50) 5 (50) 8 (73) 6 (55) 6 (55)

Useable forms, n (%) of those returned 9 (100) 5 (100) 5 (100) 8 (100) 6 (100) 6 (100)

Answered ‘cannot say’, n 0 0 0 1 1 0

Median score (IQR) (excluding those who answered ‘cannot say’) 7 (6–7) 7 (7–7) 7 (7–7) 7 (7–7) 7 (7–7) 7 (5–7)

Range 6–7 5–7 6–7 6–7 5–7 3–7

All participants

Forms returned, n (%) of those randomised 37 (79) 25 (53) 21 (45) 31 (65) 30 (63) 25 (52)

Useable forms, n (%) of those returned 37 (100) 25 (100) 21 (100) 31 (100) 30 (100) 25 (100)

Answered ‘cannot say’, n 2 2 1 2 2 2

Median score (IQR) (excluding those who answered ‘cannot say’) 6 (5–7) 7 (5–7) 6.5 (5–7) 7 (6–7) 6 (4.5–7) 6 (5–7)

Range 1–7 1–7 1–7 1–7 1–7 1–7

Co-Parenting Agreement Scale: four items, score range 0–6; higher scores indicate greater co-parenting agreement

Main family carer

Forms returned, n (%) of those randomised 28 (76) 17 (46) 17 (46) 23 (62) 22 (59) 14 (38)

Useable forms, n (%) of those randomised 28 (100) 17 (100) 16 (94) 23 (100) 22 (100) 14 (100)

Median score (IQR) 5.4 (3.8–6.0) 5.5 (3.8–5.8) 5.3 (4.0–5.9) 4.5 (3.5–6.0) 4.1 (3.5–6.0) 4.4 (3.3–6.0)

Range 1.0–6.0 0.5–6.0 0.3–6.0 0.5–6.0 0.0–6.0 2.3–6.0

Second family carer

Forms returned, n (%) of those randomised 10 (100) 5 (50) 5 (50) 8 (73) 5 (45) 4 (36)

Useable forms, n (%) of those randomised 10 (100) 5 (100) 5 (100) 8 (100) 5 (100) 4 (100)

Median score (IQR) 5.8 (5.5–5.8) 5.8 (5.3–6.0) 5.5 (5.0–5.8) 5.8 (4.4–6.0) 4.5 (4.3–6.0) 6.0 (5.5–6.0)

Range 4.0–6.0 4.3–6.0 5–5.8 1.5–6.0 3.5–6.0 5.0–6.0
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Measure

Trial arm

Control Intervention

Baseline 3 months 12 months Baseline 3 months 12 months

All participants

Forms returned, n (%) of those randomised 38 (81) 22 (47) 22 (47) 31 (65) 27 (56) 18 (38)

Useable forms, n (%) of those randomised 38 (100) 22 (100) 21 (95) 31 (100) 27 (100) 18 (100)

Median score (IQR) 5.5 (4.3–6.0) 5.6 (4.3–5.8) 5.3 (4.8–5.8) 4.8 (3.5–6.0) 4.3 (3.5–6.0) 5.0 (3.3–6.0)

Range 1.0–6.0 0.5–6.0 0.3–6.0 0.5–6.0 0–6 2.3–6.0

Conflict: one item scored 1–7; higher scores indicate greater exposure to conflict

Main family carer

Forms returned, n (%) of those randomised 28 (76) 17 (46) 18 (49) 23 (62) 21 (57) 15 (41)

Useable forms, n (%) of those returned 28 (100) 17 (100) 18 (100) 23 (100) 21 (100) 15 (100)

Answered ‘cannot say’, n 3 1 2 1 1 2

Median score (IQR) (excluding those who answered ‘cannot say’) 2 (2–3) 2 (1–4) 2 (1.5–3.5) 2 (1–2) 2 (1–4) 2 (1–3)

Range 1–6 1–6 1–6 1–4 1–4 1–4

Second family carer

Forms returned, n (%) of those randomised 10 (100) 5 (50) 5 (50) 8 (73) 5 (45) 4 (36)

Useable forms, n (%) of those returned 10 (100) 5 (100) 5 (100) 8 (100) 5 (100) 4 (100)

Answered ‘cannot say’, n 0 0 0 0 0 0

Median score (IQR) (excluding those who answered ‘cannot say’) 1.5 (1–2) 1 (1–2) 2 (1–3) 2 (2–2) 1 (1–2) 1.5 (1–2)

Range 1–4 1–2 1–4 1–3 1–5 1–2

All participants

Forms returned, n (%) of those randomised 38 (81) 22 (47) 23 (49) 31 (65) 26 (54) 19 (40)

Useable forms, n (%) of those returned 38 (100) 22 (100) 23 (100) 31 (100) 26 (100) 19 (100)

Answered ‘cannot say’, n 3 1 2 1 1 2

Median score (IQR) (excluding those who answered ‘cannot say’) 2 (1–3) 2 (1–4) 2 (1–3) 2 (1–2) 2 (1–4) 2 (1–3)

Range 1–6 1–6 1–6 1–4 1–6 1–4
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Measure

Trial arm

Control Intervention

Baseline 3 months 12 months Baseline 3 months 12 months

CBCL internalising score

Main family carer

Forms returned, n (%) of those randomised 35 (95) 20 (54) 17 (46) 37 (100) 28 (76) 20 (54)

Useable forms, n (%) of those returned 34 (97) 19 (95) 14 (82) 35 (95) 24 (86) 18 (90)

Mean score (SD) 20.2 (9.2) 21.2 (11.2) 22.4 (12.2) 20.6 (11.6) 20.4 (12.8) 20.4 (13.3)

Range 6–37 4–40 9–46 2–51 3–49 1–42

Second family carer

Forms returned, n (%) of those randomised 10 (100) 5 (50) 5 (50) 11 (100) 6 (55) 6 (55)

Useable forms, n (%) of those returned 9 (90) 5 (100) 5 (100) 10 (91) 5 (83) 6 (100)

Mean score (SD) 15.1 (7.3) 13.4 (8.6) 20.2 (11.0) 16.9 (10.5) 7.6 (6.2) 11.3 (13.1)

Range 3–26 3–23 9–38 4–36 3–17 1–28

All participants

Forms returned, n (%) of those randomised 45 (96) 25 (53) 22 (47) 48 (100) 34 (71) 26 (54)

Useable forms, n (%) of those returned 43 (96) 24 (96) 19 (86) 45 (94) 29 (85) 24 (92)

Mean score (SD) 19.1 (9.0) 19.5 (11.0) 21.8 (11.6) 19.8 (11.3) 18.2 (12.8) 18.2 (13.6)

Range 3–37 3–40 9–46 2–51 3–49 1–42

CBCL externalising score

Main family carer

Forms returned, n (%) of those randomised 35 (95) 20 (54) 17 (46) 37 (100) 28 (76) 20 (54)

Useable forms, n (%) of those returned 34 (97) 19 (95) 14 (82) 35 (95) 24 (86) 18 (90)

Mean score (SD) 22.0 (9.6) 24.3 (11.1) 23.1 (10.7) 20.6 (11.6) 19.4 (13.9) 18.5 (11.9)

Range 6–42 2–43 5–41 4–44 0–46 1–46
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Measure

Trial arm

Control Intervention

Baseline 3 months 12 months Baseline 3 months 12 months

Second family carer

Forms returned, n (%) of those randomised 10 (100) 5 (50) 5 (50) 11 (100) 6 (55) 6 (55)

Useable forms, n (%) of those returned 9 (90) 5 (100) 5 (100) 10 (91) 5 (83) 6 (100)

Mean score (SD) 19.4 (10.7) 16.0 (11.9) 22.4 (10.4) 13.3 (9.5) 9.0 (10.6) 10.8 (9.5)

Range 3–36 2–29 4–29 2–33 1–27 1–28

All participants

Forms returned, n (%) of those randomised 45 (96) 25 (53) 22 (47) 48 (100) 34 (71) 26 (54)

Useable forms, n (%) of those returned 43 (96) 24 (96) 19 (86) 45 (94) 29 (85) 24 (92)

Mean score (SD) 21.5 (9.7) 22.6 (11.5) 22.9 (10.3) 19.0 (11.5) 17.6 (13.8) 16.6 (11.7)

Range 3–42 2–43 4–41 2–44 0–46 1–46

CBCL total problem score

Main family carer

Forms returned, n (%) of those randomised 35 (95) 20 (54) 17 (46) 37 (100) 28 (76) 20 (54)

Useable forms, n (%) of those returned 34 (97) 19 (95) 14 (82) 35 (95) 24 (86) 18 (90)

Mean score (SD) 69.8 (25.4) 75.8 (32.3) 75.1 (27.2) 66.7 (33.1) 65.3 (38.8) 62.9 (32.7)

Range 19–120 10–129 22–120 10–142 10–140 5–115

Second family carer

Forms returned, n (%) of those randomised 10 (100) 5 (50) 5 (50) 11 (100) 6 (55) 6 (55)

Useable forms, n (%) of those returned 9 (90) 5 (100) 5 (100) 10 (91) 5 (83) 6 (100)

Mean score (SD) 58.9 (30.0) 51.0 (34.6) 67.6 (30.6) 51.3 (28.5) 30.0 (25.4) 38.3 (34.1)

Range 13–104 7–86 16–92 13–108 9–70 3–95
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Measure

Trial arm

Control Intervention

Baseline 3 months 12 months Baseline 3 months 12 months

All participants

Forms returned, n (%) of those randomised 45 (96) 25 (53) 22 (47) 48 (100) 34 (71) 26 (54)

Useable forms, n (%) of those returned 43 (96) 24 (96) 19 (86) 45 (94) 29 (85) 24 (92)

Mean score (SD) 67.5 (26.4) 70.6 (33.6) 73.2 (27.5) 63.3 (32.5) 59.2 (38.9) 56.8 (34.1)

Range 13–120 7–129 16–120 10–142 9–140 3–115

Paediatric Quality of Life Inventory: total score, score range 0–100; higher scores indicate better health-related quality of life

Main family carer

Forms returned, n (%) of those randomised 35 (95) 20 (54) 16 (43) 35 (95) 27 (73) 20 (54)

Useable forms, n (%) of those returned 35 (100) 20 (100) 16 (100) 35 (100) 27 (100) 20 (100)

Mean score (SD) 54.7 (16.9) 55.4 (18.8) 44.4 (22.4) 60.1 (17.3) 56.7 (17.8) 58.9 (14.5)

Range 26–94 17–86 0–85 24–85 26–89 25–86

Second family carer

Forms returned, n (%) of those randomised 10 (100) 4 (40) 5 (50) 11 (100) 6 (55) 7 (64)

Useable forms, n (%) of those returned 10 (100) 4 (100) 5 (100) 11 (100) 6 (100) 7 (100)

Mean score (SD) 56.1 (17.9) 65.5 (16.8) 61.9 (7.5) 66.2 (18.3) 73.7 (8.3) 67.7 (23.9)

Range 35–87 50–89 54–69 33–85 61–86 19–87

All participants

Forms returned, n (%) of those randomised 45 (96) 24 (51) 21 (45) 46 (96) 33 (69) 27 (56)

Useable forms, n (%) of those returned 45 (100) 24 (100) 21 (100) 46 (100) 33 (100) 27 (100)

Mean score (SD) 55.0 (16.9) 57.0 (18.6) 48.5 (21.2) 61.6 (17.6) 59.8 (17.7) 61.2 (17.3)

Range 26–94 17–89 0–85 24–85 26–89 19–87
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Measure

Trial arm

Control Intervention

Baseline 3 months 12 months Baseline 3 months 12 months

Group Cohesion Scale: score range 8–32; higher scores indicate better group cohesion

Main family carer

Forms returned, n (%) of those randomised 18 (49)

Useable forms, n (%) of those returned 16 (89)

Median score (IQR) 31.0 (27.2–32.0)

Range 8 to 32

Second family carer

Forms returned, n (%) of those randomised 5 (45)

Useable forms, n (%) of those returned 4 (80)

Median score (IQR) 24.5 (23.4–28.0)

Range 23 to 31

All participants

Forms returned, n (%) of those randomised 23 (48)

Useable forms, n (%) of those returned 20 (87)

Median score (IQR) 29.5 (24.5–32.0)

Range 8 to 32

Strengths and Difficulties Questionnaire (for siblings): 25 items

Number reporting a sibling aged 4–16 years 25 25 25 22 22 22

Strengths and Difficulties Questionnaire: Prosocial – five items, score range 0–10

Main family carer

Forms returned, n (%) of those randomised 24 (96) 14 (56) 11 (44) 22 (100) 16 (73) 13 (59)

Useable forms, n (%) of those returned 24 (100) 14 (100) 11 (100) 22 (100) 16 (100) 13 (100)

Median score (IQR) 8.0 (8.0–9.5) 8.5 (7.0–10.0) 7.0 (7.0–9.0) 8.5 (6.0–10.0) 8.5 (4.5–10.0) 8.0 (8.0–9.0)

Range 1.3–10.0 5.0–10.0 1.0–10.0 1.0–10.0 0.0–10.0 5.0–10.0
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Measure

Trial arm

Control Intervention

Baseline 3 months 12 months Baseline 3 months 12 months

Second family carer

Number reporting a sibling aged 4–16 years 8 8 8 8 8 8

Forms returned, n (%) of those randomised 8 (100) 3 (38) 3 (38) 8 (100) 4 (50) 5 (63)

Useable forms, n (%) of those returned 8 (100) 3 (100) 3 (100) 8 (100) 4 (100) 5 (100)

Median score (IQR) 8.4 (5.5–9.5) 6.0 (5.0–8.0) 9.0 (6.0–9.0) 8.5 (6.5–9.0) 7.5 (5.5–9.0) 8.0 (6.0–10.0)

Range 2.0–10.0 5.0–8.0 6.0–9.0 1.0–9.0 5.0–9.0 5.0–10.0

All participants

Forms returned, n (%) of those randomised 32 (97) 17 (52) 14 (42) 30 (100) 20 (67) 18 (60)

Useable forms, n (%) of those returned 32 (100) 17 (100) 14 (100) 30 (100) 20 (100) 18 (100)

Median score (IQR) 8.0 (7.5–9.5) 8.0 (7.0–9.0) 7.5 (7.0–9.0) 8.5 (6.0–10.0) 8.5 (5.0–10.0) 8.0 (6.0–10.0)

Range 1.2–10.0 5.0–10.0 1.0–10.0 1.0–10.0 0.0–10.0 5.0–10.0

Internalising problems: sum of emotional and peer problems subscale, score range 0–20

Main family carer

Forms returned, n (%) of those randomised 24 (96) 14 (56) 11 (44) 22 (100) 16 (73) 13 (59)

Useable forms, n (%) of those returned 24 (100) 14 (100) 11 (100) 22 (100) 16 (100) 13 (100)

Median score (IQR) 4.5 (3.0–8.5) 3.5 (3.0–7.0) 6.0 (4.0–13.0) 2.0 (1.0–9.0) 5.5 (3.5–8.5) 4.0 (3.0–8.0)

Range 0.0–15.0 0.0–13.0 0.0–15.0 0.0–16.0 0.0–11.0 1.0–17.0

Second family carer

Forms returned, n (%) of those randomised 8 (100) 3 (38) 3 (38) 8 (100) 4 (50) 5 (63)

Useable forms, n (%) of those returned 8 (100) 3 (100) 3 (100) 8 (100) 4 (100) 5 (100)

Median score (IQR) 3.5 (0.0–9.0) 4.0 (0.0–9.0) 4.0 (2.0–11.0) 2.5 (1.0–8.5) 4.0 (1.0–7.0) 4.0 (3.0–5.0)

Range 0.0–9.0 0.0–9.0 2.0–11.0 0.0–10.0 0.0–8.0 0.0–6.0
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Measure

Trial arm

Control Intervention

Baseline 3 months 12 months Baseline 3 months 12 months

All participants

Forms returned, n (%) of those randomised 32 (97) 17 (52) 14 (42) 30 (100) 20 (67) 18 (60)

Useable forms, n (%) of those returned 32 (100) 17 (100) 14 (100) 30 (100) 20 (100) 18 (100)

Median score (IQR) 4.5 (2.5–9.0) 4.0 (3.0–7.0) 5.5 (4.0–11.0) 2.0 (1.0–9.0) 5.5 (2.5–8.0) 4.0 (3.0–6.0)

Range 0.0–15.0 0.0–13.0 0.0–15.0 0.0–16.0 0.0–11.0 0.0–17.0

Externalising problems: sum of hyperactivity and conduct, score range 0–20

Main family carer

Forms returned, n (%) of those randomised 24 (96) 14 (56) 11 (44) 22 (100) 16 (73) 13 (59)

Useable forms, n (%) of those returned 24 (100) 14 (100) 11 (100) 22 (100) 16 (100) 13 (100)

Median score (IQR) 7.0 (3.5–9.0) 6.5 (4.0–9.0) 9.0 (3.0–11.0) 4.0 (2.0–7.0) 6.8 (1.5–10.0) 4.0 (2.0–5.3)

Range 1.0–12.0 2.0–13.0 1.0–12.0 0.0–15.0 0.0–18.3 0.0–15.0

Second family carer

Forms returned, n (%) of those randomised 8 (100) 3 (38) 3 (38) 8 (100) 4 (50) 5 (63)

Useable forms, n (%) of those returned 8 (100) 3 (100) 3 (100) 8 (100) 4 (100) 5 (100)

Median score (IQR) 8.5 (1.5–10.5) 5.0 (2.0–9.0) 7.0 (1.0–11.0) 5.0 (2.0–6.5) 8.0 (5.5–10.0) 6 (4.0–7.0)

Range 1.0–13.3 2.0–9.0 1.0–11.0 1.0–14.0 5.0–10.0 3.0–13.7

All participants

Forms returned, n (%) of those randomised 32 (97) 17 (52) 14 (42) 30 (100) 20 (67) 18 (60)

Useable forms, n (%) of those returned 32 (100) 17 (100) 14 (100) 30 (100) 20 (100) 18 (100)

Median score (IQR) 7.0 (3.0–9.0) 5.0 (4.0–9.0) 8.0 (3.0–11.0) 4.5 (2.0–7.0) 6.8 (3.5–10.0) 4.5 (3.0–7.0)

Range 1.0–13.3 2.0–13.0 1.0–12.0 0.0–15.0 0.0–18.3 0.0–15.0
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Measure

Trial arm

Control Intervention

Baseline 3 months 12 months Baseline 3 months 12 months

SRQ: warmth, score range 1–5; higher scores indicate higher levels of warmth in relationship

Main family carer

Number reporting a sibling aged 4–16 years 25 25 25 22 22 22

Forms returned, n (%) of those randomised 25 (100) 14 (56) 11 (44) 22 (100) 15 (68) 13 (59)

Useable forms, n (%) of those returned 23 (92) 12 (86) 8 (73) 17 (77) 12 (80) 11 (85)

Mean score (SD) 3.1 (0.7) 3.0 (0.5) 3.0 (0.8) 3.3 (0.4) 3.3 (0.9) 3.5 (0.6)

Range 1.8–4.2 2.0–4.0 1.5–4.0 2.3–4.3 2.0–5.0 2.5–4.2

Second family carer

Number reporting a sibling aged 4–16 years 8 8 8 8 8 8

Forms returned, n (%) of those randomised 8 (100) 3 (38) 3 (38) 8 (100) 4 (50) 5 (63)

Useable forms, n (%) of those returned 7 (88) 2 (67) 2 (67) 7 (88) 3 (75) 4 (80)

Mean score (SD) 3.3 (1.2) 3.8 (0.5) 3.5 (0.2) 3.5 (0.6) 4.0 (0.7) 3.8 (1.0)

Range 1.0–4.3 3.5–4.2 3.3–3.7 2.7–4.3 3.2–4.5 2.5–4.8

All participants

Forms returned, n (%) of those randomised 33 (100) 17 (52) 14 (42) 30 (100) 19 (63) 18 (60)

Useable forms, n (%) of those returned 30 (91) 14 (82) 10 (71) 24 (80) 15 (79) 15 (83)

Mean score (SD) 3.1 (0.8) 3.1 (0.6) 3.1 (0.7) 3.4 (0.5) 3.4 (0.9) 3.6 (0.7)

Range 1.0–4.3 2.0–4.2 1.5–4.0 2.3–4.3 2.0–5.0 2.5–4.8
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Measure

Trial arm

Control Intervention

Baseline 3 months 12 months Baseline 3 months 12 months

SRQ: conflict, score range 1–5; higher scores indicate higher levels of conflict in relationship

Main family carer

Forms returned, n (%) of those randomised 25 (100) 14 (56) 11 (44) 22 (100) 15 (68) 13 (59)

Useable forms, n (%) of those returned 23 (92) 13 (93) 8 (73) 20 (91) 14 (93) 12 (92)

Mean score (SD) 2.0 (0.8) 2.3 (0.9) 2.3 (1.2) 1.9 (0.8) 2.2 (0.8) 2.2 (0.6)

Range 1.0–3.5 1.0–4.5 1.0–4.0 1.0–3.3 1.0–3.5 1.0–3.0

Second family carer

Forms returned, n (%) of those randomised 8 (100) 3 (38) 3 (38) 8 (100) 4 (50) 5 (63)

Useable forms, n (%) of those returned 7 (88) 2 (67) 2 (67) 8 (100) 4 (100) 5 (100)

Mean score (SD) 2.0 (0.8) 1.8 (1.1) 2.6 (2.3) 1.9 (0.6) 1.9 (0.8) 1.9 (0.9)

Range 1.0–4.0 1.0–2.5 1.0–4.3 1.0–2.7 1.0–3.0 1.0–3.0

All participants

Forms returned, n (%) of those randomised 33 (100) 17 (52) 14 (42) 30 (100) 19 (63) 18 (60)

Useable forms, n (%) of those returned 30 (91) 15 (88) 10 (71) 28 (93) 18 (95) 17 (94)

Mean score (SD) 2.0 (0.9) 2.2 (0.9) 2.4 (1.3) 1.9 (0.7) 2.1 (0.8) 2.1 (0.7)

Range 1.0–4.0 1.0–4.5 1.0–4.3 1.0–3.3 1.0–3.5 1.0–3.0

APGAR, adaptability, partnership, growth, affection and resolve; CBCL, Child Behaviour Checklist; COPE, Coping Orientation to Problems Experienced; CPRS, Child–Parent Relationship Scale.

Notes
Main family carer: control arm, n = 37; intervention arm, n = 37.
Second family carer: control arm, n = 10; intervention arm, n = 11.
All participants: control arm, n= 47; intervention arm, n= 48.
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Appendix 5 Participants’ awareness of and
views surrounding routine data collection

Data

Main family carer, n (%)

Control (N= 18) Intervention (N= 19)

Hospital data

Were you aware researchers are able to request access to hospital data?

No 10 (56) 13 (68)

Yes 7 (39) 5 (26)

Missing 1 (4) 1 (5)

Would you be comfortable in agreeing to us accessing your data in a future study?

Not at all comfortable 0 (0) 5 (26)

Not very comfortable 2 (11) 3 (16)

No preference 7 (38) 3 (16)

Quite comfortable 5 (28) 7 (37)

Very comfortable 3 (17) 1 (5)

Missing 1 (6) 0 (0)

Would you be comfortable in agreeing to us accessing your child’s data in a future study?

Not at all comfortable 0 (0) 3 (16)

Not very comfortable 1 (6) 3 (16)

No preference 8 (44) 3 (16)

Quite comfortable 5 (28) 8 (42)

Very comfortable 3 (17) 2 (11)

Missing 1 (6) 0 (0)

Would it have affected your decision to take part in the E-PAtS programme if we had asked for consent to collect
your data?

Definitely less likely to take part 0 (0) 3 (16)

Slightly less likely to take part 2 (11) 3 (16)

No difference 14 (78) 10 (53)

Slightly more likely to take part 0 (0) 1 (5)

Definitely more likely to take part 1 (6) 0 (0)

Missing 1 (6) 2 (11)

Would it have affected your decision to take part in the E-PAtS programme if we had asked for consent to collect your
child’s data?

Definitely less likely to take part 0 (0) 5 (26)

Slightly less likely to take part 3 (17) 2 (11)

No difference 13 (72) 10 (53)

Slightly more likely to take part 1 (6) 1 (5)

Definitely more likely to take part 1 (6) 1 (5)
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Data

Main family carer, n (%)

Control (N= 18) Intervention (N= 19)

School data

Were you aware researchers are able to request access to school data?

No 13 (72) 14 (74)

Yes 5 (28) 5 (26)

Would you be comfortable in agreeing to us accessing your child’s data in a future study?

Not at all comfortable 0 (0) 4 (21)

Not very comfortable 1 (6) 1 (5)

No preference 9 (50) 5 (26)

Quite comfortable 4 (22) 7 (37)

Very comfortable 3 (17) 2 (11)

Missing 1 (6) 0 (0)

Would it have affected your decision to take part in the E-PAtS programme if we had asked for consent to collect your
child’s data?

Definitely less likely to take part 0 (0) 3 (16)

Slightly less likely to take part 2 (11) 0 (0)

No difference 13 (72) 13 (68)

Slightly more likely to take part 1 (6) 1 (5)

Definitely more likely to take part 1 (6) 1 (5)

Missing 1 (6) 1 (5)

Social care data

Were you aware researchers are able to request access to social care data?

No 13 (72) 13 (68)

Yes 5 (28) 6 (32)

Missing 0 (0) 0 (0)

Would you be comfortable in agreeing to us accessing your child’s data in a future study?

Not at all comfortable 0 (0) 4 (21)

Not very comfortable 1 (6) 0 (0)

No preference 10 (56) 7 (37)

Quite comfortable 2 (11) 6 (32)

Very comfortable 4 (22) 2 (11)

Missing 1 (6) 0 (0)

Would it have affected your decision to take part in the E-PAtS programme if we had asked for consent to collect your
child’s data?

Definitely less likely to take part 0 (0) 4 (21)

Slightly less likely to take part 2 (11) 0 (0)

No difference 13 (72) 13 (68)

Slightly more likely to take part 1 (6) 1 (5)

Definitely more likely to take part 1 (6) 1 (5)

Missing 1 (6) 0 (0)
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Appendix 6 Participants’ awareness of and
views surrounding routine data collection
by site

Data

Site 1 Site 2 Site 3

Control
(N= 13),
n (%)

Intervention
(N= 15),
n (%)

Control
(N= 8),
n (%)

Intervention
(N= 8),
n (%)

Control
(N= 2),
n (%)

Intervention
(N= 1),
n (%)

Hospital data

Were you aware researchers are able to request access to hospital data?

No 10 (77) 11 (73) 1 (13) 5 (63) 2 (100) 0 (0)

Yes 3 (23) 4 (27) 6 (75) 3 (38) 0 (0) 0 (0)

Missing 0 (0) 0 (0) 1 (13) 0 (0) 0 (0) 1 (100)

Would you be comfortable in agreeing to us accessing your data in a future study?

Not at all comfortable 0 (0) 4 (27) 0 (0) 2 (25) 0 (0) 0 (0)

Not very comfortable 1 (8) 3 (20) 1 (13) 2 (25) 0 (0) 0 (0)

No preference 3 (23) 4 (27) 4 (50) 0 (0) 2 (100) 0 (0)

Quite comfortable 4 (31) 3 (20) 3 (38) 4 (50) 0 (0) 0 (0)

Very comfortable 4 (31) 1 (7) 0 (0) 0 (0) 0 (0) 1 (100)

Missing 1 (8) 0 (0) 0 (0) 0 (0) 0 (0) 0 (0)

Would you be comfortable in agreeing to us accessing your child’s data in a future study?

Not at all comfortable 0 (0) 3 (20) 0 (0) 1 (13) 0 (0) 0 (0)

Not very comfortable 0 (0) 3 (20) 1 (13) 2 (25) 0 (0) 0 (0)

No preference 4 (31) 3 (20) 4 (50) 0 (0) 2 (100) 0 (0)

Quite comfortable 4 (31) 5 (33) 3 (38) 4 (50) 0 (0) 0 (0)

Very comfortable 4 (31) 1 (7) 0 (0) 1 (13) 0 (0) 1 (100)

Missing 1 (8) 0 (0) 0 (0) 0 (0) 0 (0) 0 (0)

Would it have affected your decision to take part in the E-PAtS programme if we had asked for consent to collect your data?

Definitely less likely to take part 0 (0) 3 (20) 0 (0) 1 (13) 0 (0) 0 (0)

Slightly less likely to take part 0 (0) 3 (20) 2 (25) 2 (25) 0 (0) 0 (0)

No difference 11 (85) 7 (47) 5 (63) 4 (50) 2 (100) 1 (100)

Slightly more likely to take part 0 (0) 0 (0) 0 (0) 1 (13) 0 (0) 0 (0)

Definitely more likely to take part 2 (15) 0 (0) 0 (0) 0 (0) 0 (0) 0 (0)

Missing 0 (0) 2 (13) 1 (13) 0 (0) 0 (0) 0 (0)

Would it have affected your decision to take part in the E-PAtS programme if we had asked for consent to collect your
child’s data?

Definitely less likely to take part 0 (0) 3 (20) 0 (0) 3 (38) 0 (0) 0 (0)

Slightly less likely to take part 0 (0) 3 (20) 2 (25) 1 (13) 1 (50) 0 (0)

No difference 11 (85) 9 (60) 5 (63) 2 (25) 1 (50) 1 (100)

Slightly more likely to take part 0 (0) 0 (0) 1 (13) 1 (13) 0 (0) 0 (0)

Definitely more likely to take part 2 (15) 0 (0) 0 (0) 1 (13) 0 (0) 0 (0)
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Data

Site 1 Site 2 Site 3

Control
(N= 13),
n (%)

Intervention
(N= 15),
n (%)

Control
(N= 8),
n (%)

Intervention
(N= 8),
n (%)

Control
(N= 2),
n (%)

Intervention
(N= 1),
n (%)

School data

Were you aware researchers are able to request access to school data?

No 12 (92) 12 (80) 3 (38) 5 (63) 2 (100) 0 (0)

Yes 1 (8) 3 (20) 5 (63) 3 (38) 0 (0) 1 (100)

Missing 0 (0) 0 (0) 0 (0) 0 (0) 0 (0) 0 (0)

Would you be comfortable in agreeing to us accessing your child’s data in a future study?

Not at all comfortable 0 (0) 3 (20) 0 (0) 1 (13) 0 (0) 0 (0)

Not very comfortable 0 (0) 1 (7) 1 (13) 1 (13) 0 (0) 0 (0)

No preference 6 (46) 6 (40) 5 (63) 0 (0) 2 (100) 1 (100)

Quite comfortable 2 (15) 3 (20) 2 (25) 5 (63) 0 (0) 0 (0)

Very comfortable 4 (31) 2 (13) 0 (0) 1 (13) 0 (0) 0 (0)

Missing 1 (8) 0 (0) 0 (0) 0 (0) 0 (0) 0 (0)

Would it have affected your decision to take part in the E-PAtS programme if we had asked for consent to collect your
child’s data?

Definitely less likely to take part 0 (0) 2 (13) 0 (0) 1 (13) 0 (0) 0 (0)

Slightly less likely to take part 0 (0) 1 (7) 1 (13) 5 (63) 1 (50) 0 (0)

No difference 10 (77) 11 (73) 6 (75) 0 (0) 1 (50) 1 (100)

Slightly more likely to take part 0 (0) 0 (0) 1 (13) 1 (13) 0 (0) 0 (0)

Definitely more likely to take part 2 (15) 0 (0) 0 (0) 1 (13) 0 (0) 0 (0)

Missing 1 (8) 1 (7) 0 (0) 0 (0) 0 (0) 0 (0)

Social care data

Were you aware researchers are able to request access to social care data?

No 12 (92) 12 (80) 2 (25) 5 (63) 2 (100) 0 (0)

Yes 1 (8) 3 (20) 6 (75) 3 (38) 0 (0) 1 (100)

Would you be comfortable in agreeing to us accessing your child’s data in a future study?

Not at all comfortable 0 (0) 2 (13) 0 (0) 2 (25) 0 (0) 0 (0)

Not very comfortable 0 (0) 3 (20) 1 (13) 0 (0) 0 (0) 0 (0)

No preference 7 (54) 4 (27) 5 (63) 2 (25) 2 (100) 1 (100)

Quite comfortable 0 (0) 5 (33) 2 (25) 3 (38) 0 (0) 0 (0)

Very comfortable 5 (38) 1 (7) 0 (0) 1 (13) 0 (0) 0 (0)

Missing 1 (8) 0 (0) 0 (0) 0 (0) 0 (0) 0 (0)

Would it have affected your decision to take part in the E-PAtS programme if we had asked for consent to collect your
child’s data?

Definitely less likely to take part 0 (0) 2 (13) 0 (0) 2 (25) 0 (0) 0 (0)

Slightly less likely to take part 0 (0) 3 (20) 1 (13) 0 (0) 1 (50) 0 (0)

No difference 10 (77) 10 (67) 6 (75) 4 (50) 1 (50) 1 (100)

Slightly more likely to take part 0 (0) 0 (0) 1 (13) 1 (13) 0 (0) 0 (0)

Definitely more likely to take part 2 (15) 0 (0) 0 (0) 1 (13) 0 (0) 0 (0)

Missing 1 (8) 0 (0) 0 (0) 0 (0) 0 (0) 0 (0)
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