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Rheumatology key message

¢ Systematic early involvement of patients and patient
representatives in research planning enables patient-centred
research outputs.

Dear  EpiTor, Patient and Public Involvement and
Engagement (PPIE) is a critical part of research, from early
study design through to dissemination of results. The impor-
tance of PPIE input in the early phases of research design is
significant and increasingly recognized throughout the re-
search community, with most funders now requiring evidence
of meaningful PPIE in grant applications [1]. Benefits include
more patient-oriented research goals and creating a communi-
cation network for dissemination of study findings to the pub-
lic. Thus, PPIE forms a fundamental part of delivering
effective, impactful research.

Several approaches have been developed to involve patients
closely in research [2, 3]. Previous publications have proposed
key factors to consider when developing patient involvement
plans [4]; however, mechanisms for how best to achieve this
are less clearly defined. There remains a need for step-by-step
practical guidance for researchers to follow when working
with patients and lay partners to reduce an imbalance of

understanding, to recognize the value of non-scientific partici-
pants, and to ensure the voices and views of patients are rep-
resented. Here we describe the approach taken within the
CLUSTER Consortium.

CLUSTER is a UK-wide multi-disciplinary consortium fo-
cused on precision medicine research for JIA [5]. It brings to-
gether researchers in JIA and associated JIA-uveitis, with
bioinformaticians and industry partners, in partnership with a
patient and parent network.

From its inception, CLUSTER developed a dedicated UK-
wide PPIE group, the CLUSTER Consortium Champions,
hereafter referred to as ‘The Champions’. These individuals
have lived experience of JIA and/or JIA-uveitis, typically being
patients or parents [6]. Several of the Champions also repre-
sent JIA charities thereby forming a wider patient and parent
network, helping to diversify patient views and experiences
that they bring to CLUSTER. The Champions worked closely
with the Consortium’s research partners to develop an inno-
vative PPIE policy (Fig. 1). This sets out the process to support
involvement at the earliest possible stage of project design and
grant applications, whilst acknowledging the real-world con-
text of time pressures. This process integrates feedback forms
(Supplementary Data S1, available at Rheumatology online)
for researchers and PPIE participants to complete, facilitating
a feedback loop to both capture the value of patient involve-
ment (impact of implementation) and inform ongoing
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PPIE - EARLY INTEGRATION INTO RESEARCH PROPOSALS

WHAT IS PATIENT AND PUBLIC INVOLVEMENT
AND ENGAGEMENT (PPIE)?

Benefits of early PPIE input

into research design:

* More patient-oriented
health research goals

= Raising funds for research

Engagement
~ Raises research awareness, for example by
providing patients with information about what it
means to take part in a clinical trial
nent « Gaining trust of and access
to patlent organisations
» Creating a support network
far implementation

nvolvement
~ Refers to where people are actively involved in
the design, planning or conduct of research

ji and research organisations

ation

patients contribute data to a study

- When

START HERE:
Scope for funding opportunities,
undertake existing internal
processes for permission to proceed

PPIE review of

s this an intemnal or external Internal Carefully consider the No lay abstracts &
application? application deadline. Is suppart
there enough time to documents
bring i PPIE input, will FRT—-——
it hold value? e

External

Al to utilise PRIE Input inta Not sure
the research decision making
as earty as possible

EVALUATE THE NEED FOR PPIE:

* Isthers an appropriate amount of time before date to realistically involve the PPIE
Eroup? As a guideline we gim to bring in our PPIE group at least 6 weeks prior to the application
deadline where possible.

* Can the project be presented to lay audiences?

= In what capacity would you need PPIE (Engagement, Involvement, Participation)?

= Are there documents that require PPIE feedback?

Evaluate the need for PPIE input

PROCESS: . STEP1
Scape for funding opportunities,
R e
for permissions to proceed. (deally
allow 6 weeks lead-time for PPIE
STEP2 . input from submission deadline)
Complete the PPIE nput A it
Form ISupplementary File 1. Send to
the CLUSTER Research Coordinator
who will facilitate early involvement

STEP3

Any logistical issues should be
raised with the Principal
Investigator via the CLUSTER
Research Coordinator

STEP 4 .
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Within 4 weeks of submission, survey
researcher(s) and PPIE group as to the
effectiveness of the process and
lessons learnt. FRIE Process Feodback . STEPS
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Authorship Guidelines for
acknowledging the CCCs**
*PSG = Project Steering Group
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Figure 1. A Guide to PPIE - Early Integration into Research Proposals.
Infographic summarizes the CLUSTER Consortium'’s PPIE Policy for
internal and external funding applications. This policy provides a stepwise
process for researchers to follow when scoping for funding opportunities
to facilitate involvement of patient representatives early in research
planning

improvements. The CLUSTER Consortium has internal fund-
ing calls which were used to test and refine this policy.
Through implementation, all researchers applying for internal
funding were required to involve the Champions early in dis-
cussions, prior to submitting formal funding applications. For
specific projects, typically a subset of the group take part,
depending on their availability and the specific skills and
interests that different individuals bring.

The positive impact of implementation is evidenced by sur-
vey data collated following each application cycle. In 80% of
cases, the Champions involved scored the process 10/10 when
asked how satisfied they were with their involvement.
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Similarly, in all cases researchers reported extremely positive
experiences and cited significant changes to their proposal as
a direct result of consultation with the Champions.

Two example cases demonstrate the impact of involvement
facilitated by this policy. The Champions contributed to com-
plementary projects titled ‘Gut-derived metabolites and mod-
ulation of pathogenic B-cells in Juvenile Idiopathic Arthritis’
and ‘Immunomodulation of pathogenic B cell responses by
gut-derived metabolites in Juvenile Idiopathic Arthritis’,
which were subsequently funded as part of highly prestigious
awards from the Kennedy Trust for Rheumatology Research
and Foundation for Research in Rheumatology (FOREUM).
Their input had a significant impact on project design, nota-
bly on the patient facing aspects including qualifying the pa-
tient impact and methods to increase the accuracy of the
dietary assessment. Most significantly, this led to the
Champions being included as co-applicants on the FOREUM
proposal, with ongoing involvement in experimental design.

Early involvement in a second project entitled ‘Unlock PsA:
Stratifying the Impact of Psoriatic Arthritis in Children and
Adults’ was also critical. The primary research question was
co-developed with PPIE, identifying the right treatment from
the outset of disease. The group then co-designed the project
in greater depth, including which experiences should be stud-
ied, identifying a specific drug (methotrexate) as a key focus,
and highlighting the importance of comparing disease in
childhood and adulthood. This proposal led to a prestigious
Fellowship from the Medical Research Council. With a de-
fined process, this policy supports Early Career Researchers,
many of whom have no patient-facing experience, in success-
ful patient involvement and embeds good practice in the fu-
ture leaders of Paediatric Rheumatology research.

‘The CLUSTER champions were a fundamental part of the
project development. They provided critical insight into the
processes that support patient recruitment, resulting in new
collaborations to enhance the collection of dietary informa-
tion. This is fundamental for the accuracy of measuring
gut-derived metabolites and has been transformative for the
research programme’. (Researcher 1)

‘As a non-clinical researcher, my perception of a ‘gap’ in
the research that I could fill may not lead to a meaningful re-
search question or output. Involving the Champions has both
ensured that the projects I propose are meaningful to those it
is designed for and has allowed me to give agency to young
people and their families in planning research that matters to
them’. (Researcher 2)

Allowing adequate time for meaningful involvement was a
key area of improvement echoed in both cases. The latest iter-
ation of the policy mandates a 6-week lead time to involve the
Champions in grant proposals where possible. Consultation
with both groups also gave rise to the ‘PPIE Application
Form’ (Supplementary Data S2, available at Rheumatology
online). Completion of this form by researchers when request-
ing Champion involvement helps to set clear expectations for
both parties and increases efficiency.

The importance of involving patients and parents or carers
early in the research process cannot be overstated. This makes
it more likely that relevant research questions are asked and
that the intended outcomes respond to patients’ unmet needs,
informed by lived experience. This clearly defined strategic
policy has enabled systematic incorporation of PPIE into the
early phases of research planning in CLUSTER and high-
quality patient involvement has been demonstrated throughout
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the project. Ultimately this approach will strengthen research
outcomes, maximising benefit for patients with JIA and JIA-
Uveitis.

Supplementary material

Supplementary material is available at Rheumatology online.

Data availability

The data underlying this article will be shared on reasonable
request to the corresponding author.
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