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ABSTRACT

Objective To develop recommendations to enable
successful inclusion of the patient perspective in
European League Against Rheumatism (EULAR)-funded
scientific research projects.

Methods The EULAR standardised operational
procedures for guideline development were followed.

A systematic literature review was presented during a
first task force meeting, including 3 rheumatologists,

1 rheumatologist/epidemiologist, 2 allied health
professionals, 2 representatives of arthritis research
organisations and 7 patient representatives, resulting

in 38 statements. A Delphi method was carried out to
reduce and refine the statements and agree on a set of
eight. Next, a survey among a wider group of experts,
professionals and patient representatives (n=42),

was completed. Feedback from this wider group was
discussed at the second meeting and integrated in the
final wording of the recommendations. Subsequently, the
level of agreement of the group of experts (n=81) was
re-evaluated.

Results The project resulted in a definition of patient
research partner and agreement on a set of eight
recommendations for their involvement in research
projects. These recommendations provide practical
guidance for organising patient participation, capturing
(1) the role of patient research partners, (2) phase

of involvement, (3) the recommended number, (4)
recruitment, (5) selection, (6) support, (7) training and (8)
acknowledgement.

Conclusion Collaboration between patients and
professionals in research is relatively new. Trials or
effectiveness studies are not yet available. Nevertheless,
it is possible to define recommendations for the inclusion
of patients in research following a solid expert opinion
based consensus process.

INTRODUCTION

Active collaboration between patients and
researchers seems to be an appropriate means to
capture the patient perspective. Patient participa-
tion ensures better representation of their needs
and uncertainties, and helps preventing a potential
mismatch between their preferences and the scien-
tific focus in research.! 2 Other potential benefits
are more patient oriented health research agendas,®
gaining trust and access to patient organisations
and other institutions,* ° raising funds for research,’
and creating support for implementation.?” Patient
involvement may result in their empowerment

and enhance the sense of ownership.2? Finally the
development of an involved community that is bet-
ter informed and recognises the value and limita-
tions of research will be fostered.”

In the field of arthritis research the Cochrane
Musculoskeletal Consumer Group,®”  confer-
ences on Outcome Measures in Rheumatology
(OMERACT)!011 and the Rheumatoid Arthritis
Impact of Disease (RAID) project'? have success-
fully used advanced concepts of patient participa-
tion. Publications tend to demonstrate that the
benefits outweigh the drawbacks®!® but lessons
learnt have not yet been systematically evalu-
ated and published. The European League Against
Rheumatism (EULAR) standardised operational
procedures do not contain guidelines for the
involvement of patients.!# It has however become
usual practice to include one or more patient rep-
resentatives in EULAR scientific projects. Although
many researchers intend to incorporate the patient
perspective in their work, they are faced with
numerous difficulties in optimising the participa-
tion of patients. For this reason EULAR initiated
a task force to develop recommendations for the
inclusion of patient research partners in EULAR-
funded scientific projects.

The task force discussed the ideal patient rep-
resentative and developed a definition: patient
research partners are ‘persons with a relevant dis-
ease who operate as active research team members
on an equal basis with professional researchers,
adding the benefit of their experiential knowledge
to any phase of the project’. It is expected that
these recommendations will be useful to research-
ers and patient research partners within and with-
out the EULAR community. Throughout this report
the term ‘partner’ will be used to refer to patient
research partner.

METHODS

A task force was formed and met twice, bringing
together three rheumatologists, one rheumatolo-
gist/epidemiologist, two allied health professionals,
two representatives of research organisations and
eight patient research partners, coming from six
European countries, with extensive expertise and
experience in the field of patient-centred research.
In line with the EULAR standardised operational
procedures, !4 the first two authors performed a sys-
tematic literature review (SLR). A Delphi method
was used to agree on eight recommendations.
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A wider expert group, professionals and patient representatives,
nominated by all task force members, evaluated the recommen-
dations in two rounds using web-based software.!” Feedback
from the first round (n=42) was discussed at the second meet-
ing and integrated in the final wording of the recommendations.
Subsequently, the level of agreement was evaluated again by a
group of experts consisting of 28 patient representatives and 53
professionals.

RESULTS

The results of a SLR were discussed during the first task force
meeting. Four databases were searched for references on active
patient participation in rheumatology research, which resulted in
a few articles. It became clear that it is difficult to define unequiv-
ocal terms for the level of patient involvement in research under
discussion in this project. We found several references to lower
levels of patient participation, most of them related to inclusion
of patients in clinical trials or patients as respondents in prioritisa-
tion or agenda-setting projects. A second search resulted in almost
50 references, mainly outside rheumatology. After controlling full
texts 22 articles were considered relevant and included.

The first 2 authors then formulated 38 statements. These state-
ments were reduced to eight recommendations using the Delphi
method involving all task force members. During three rounds
items were excluded, combined and reworded. Statements with
more than 50% approval were included.

The eight recommendations were appraised by a wider group
of experts. Feedback from this wider group was discussed at the
second task force meeting and integrated in the final wording
of the recommendations (table 1). Subsequently, these recom-
mendations were again evaluated by a group of experts (n=81).
Figure 1 shows the results of this evaluation. For each recom-
mendation additional clarification and potential benefits will be
provided.

Role

Statement: participation of patient research partners is

strongly recommended for clinical research projects and

for the development of recommendations and guidelines,

and should be considered for all other research projects.
Authorities such as the US Food and Drug Administration

(FDA) and European Medicines Agency (EMEA) promote the

Table 1
the group of experts (n=81)

inclusion of patient reported outcomes in clinical trials.!® 17 This
is consistent with a broader tendency to include the patient per-
spective in clinical outcome research.? Experiential knowledge
is knowledge based on introspection and the shared reflection
of illness experiences, and considered a valid source of knowl-
edge. #1819 It covers all domains of life; rather than knowledge
about the illness it involves knowledge how to integrate the ill-
ness in daily life.!”

Even for laboratory-based research evidence exists that patient
participation benefits the research process as well as the out-
comes.? Their involvement might focus on agenda setting,”?!
prioritisation, optimising conditions for sound research (suffi-
cient funding, supportive legislation and ethical issues) and dis-
semination. The present group suggests that if partners are not
included, this should be justified.

Phases of research

Statement: participation of patient research partners
should be considered in all phases of the project to provide
experiential knowledge, with the aim of improving the
relevance, quality and validity of the research process.
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Figure 1 Level of agreement with the recommendations measured
by a five-item Likert scale (1, fully agree; 2, agree; 3, indifferent;

4, disagree; 5, fully disagree). The level of agreement is expressed as
the sum of answers 1 and 2 divided by the number of respondents
multiplied by 100%.

Recommendations for the inclusion of patient representatives in scientific projects and the level of agreement among task force members and

Respondents agreeing (%)

Recommendations ::'2;';)5 (F::o:g;;swnals

1 Participation of patient research partners is strongly recommended for clinical research projects and 100 96
for the development of recommendations and guidelines, and should be considered for all other
research projects.

2 Participation of patient research partners should be considered in all phases of the project to provide 96 81
experiential knowledge, with the aim of improving the relevance, quality and validity of the research
process.

3 A minimum of two patient research partners should be involved in each project. 93 68

4 Identification of potential patient research partners should be supported by a clear description of 96 98
expected contributions.

5 The selection process of patient research partners should take into account communication skills, 100 96
motivation and constructive assertiveness in a team setting.

6 The principal investigator must facilitate and encourage the contribution of patient research partners, 96 96
and consider their specific needs.

7 The principal investigator must ensure that patient research partners receive information and training 96 89
appropriate to their roles.

8 The contribution of patient research partners to projects should be appropriately recognised, including 100 92

coauthorship when eligible.
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Patient research partners must be an integral part of the
project with the same rights and opportunities to participate in
the entire process as other participants.” It is essential that they
are included from the very beginning when decisive choices
are made.* Their involvement in the protocol design stage may
impact research objectives, questions and methods, and raise
the level of attention for the dissemination of outcomes.?? Using
experiential knowledge during all phases of the project can
contribute to the relevance, quality and validity of the research
outcomes.* Continued patient involvement is a prerequisite
for patient-oriented outcomes.” ! Partners can perform several
tasks, depending on their expertise and the type of project. The
principal investigator should discuss their expected contributions
and any support required at the start of the project and continue
to encourage the dialogue as the project progresses.®” Deviation
from this recommendation should always be explained in the
publication.

Recommended number
Statement: a minimum of two patient research partners
should be involved in each project.

The principal investigator should consider an appropriate
number of partners on the team before the start of the project.
The number depends on the topic and project objective. There
is no solid evidence for the need to recruit a minimum of two
partners in the literature, but several benefits are consistently
reported and found to have face validity by the task force mem-
bers. There is always the risk of absence due to the unpredict-
able nature of a rheumatic condition that can be overcome if
an adequate substitute is available on the team. Furthermore,
a lower number might compromise the patient perspectives
because of dominancy of the professionals’ voice.* 20 22-24 Other
benefits include increased (self)-confidence of the partner, the
opportunity to discuss issues with other partners and improving
the level of preparation.* & 22 24 25 Because patients’ experiences
are naturally diverse, a minimum of two partners will provide
diversity of preferences and opinions.? 2! 26

Recruitment

Statement: identification of potential patient research
partners should be supported by a clear description of
expected contributions.

Although many criteria for selecting partners are mentioned
in the literature, no critical appraisal of their value is available.
Consensus exists on the usefulness of a task description to make
mutual expectations more explicit and to avoid disappoint-
ments.?? This description should clarify the respective roles of
the partner in contributing to the research process and of the
principal investigator in providing adequate support.

The task description will also contain minimum requirements,
depending on the aim of the project and the expected contribu-
tion of the partners. Personal experience of living with a relevant
rheumatic disease is mandatory. However, in some cases, for
instance children with juvenile idiopathic arthritis, it might be
appropriate to include family members (proxies).” %!

We found few references to the procedure of recruiting part-
ners.10 12 22 27 28 Cuyrrently different procedures are applied,
depending on the aim of patient participation in the project.
When individual personal experience of a particular disease or
treatment is required, the principal investigator might recruit
partners through the clinics of project members.?? This procedure
effectively uses the personal impact of long-term conditions and
was followed for the development of the RAID.!?> When seeking
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the opinions and support of a larger patient group the principal
investigator might invite experienced patient advocates to join
the project group via established patient networks (EULAR stand-
ing committee of People with Arthritis/Rheumatism in Europe,
national patient organisations). Sometimes a mixed method of
recruitment is applied, for example, for OMERACT. !

Selection

Statement: the selection process of patient research part-
ners should take into account communication skills, moti-
vation and constructive assertiveness in a team setting.

The primary selection factors relate to attitude and communi-
cation skills. Ideally partners have a critical though constructive
and proactive attitude. ‘Critical’ means to be able to ‘interrupt a
professor in full flow’,?? or to question the validity of statements
irrespective of their author. Sometimes it might become difficult
to complement or disagree with professionals with whom the
partner has a clinical relationship.?? In that case it is helpful to
make mutual expectations more explicit. The partner and the
researcher should be able to compartmentalise different roles:
the role of a patient and a doctor in the clinic, and the role of a
partner or colleague in the project team.??

A ‘constructive’ attitude is mandatory for successful collabora-
tion. Good communication skills are needed to express personal
experiences to professionals in a compelling and useful manner.
The capacity to read, write and speak English is essential for
reviewing literature and to participate in international project
meetings. For national projects this may not be obligatory.

Partners do not require academic training and do not need
to become ‘professional researchers’. A medical background
can even be a contraindication because professional knowledge
may tend to become dominant.* Thinking like an outsider is cru-
cial to provide experiential knowledge. A basic familiarity with
medical terminology however is useful. This should be verified
before the start of the project and background information or
training should be provided if necessary.

Task description and requirements need to be carefully intro-
duced by a personal approach. Some partners might be scared off
or feel unable to contribute if the information is very formal.

Support

Statement: the principal investigator must facilitate and
encourage the contribution of patient research partners,
and consider their specific needs.

The support and attitude of the principal investigator are cru-
cial to allow full patient contribution.?? Good communication is
the key to success.?” It is useful to ask specifically for partners’
needs before the start of the project: Do they understand the
purpose and time frame of the project? Is the research protocol
clear? Do they have access to relevant information? Are sum-
maries or glossaries®® in lay language available? Do they have
special requirements regarding personal assistance, timing of
meetings, transport or access to accommodation? Discuss expec-
tations, tasks and cooperation at an early stage to give partners
time to familiarise themselves with the information. Facilitating
training opportunities or travel bursaries might be considered.

The principal investigator should create a safe and respectful
environment during the meetings emphasising their equality and
encouraging partners to tell their personal story.* 7 & 22 The result
should be interaction, mutual learning and ultimately the inte-
gration of scientific knowledge and patients’ experiences.” 3!

Specific attention should be given to the issue of
overburdening.?? Sometimes financial compensation will
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allow partners to participate. Reimbursement of all costs, even
sometimes in advance, is obligatory.

Appropriate skills to make use of patient expertise may not
come naturally. Principal investigators and other team members
should master them or receive appropriate training.

Training

Statement: the principal investigator must ensure that
patient research partners receive information and train-
ing appropriate to their roles.

Training opportunities for partners are desirable.’ 7 2? Partners
often fear moving into a new field of activities and they might
feel reluctant to express themselves. They might think that
their contribution is irrelevant to research?? and doubt their
input will be heard.?® Appropriate training increases expertise
and understanding of research methods and will promote their
self-confidence. Training will also help them share their personal
experience with other patients and become more capable to go
above their individual narrative. They may develop a more inte-
grated view on their condition, which will empower them to
represent a broader patient perspective. Finally, training should
make them aware of ethical issues such as confidentiality, pri-
vacy and legislation.

Although formal and specific training may save valuable time,
training on the job remains important for developing necessary

skills.

Acknowledgement

Statement: the contribution of patient research partners
to projects should be appropriately recognised, including
coauthorship when eligible.

Participation of partners is usually voluntary work and an
appropriate token of appreciation should be considered. There
are various ways to express gratitude for their efforts. In some
countries partners may receive an honorary contract,?? access to
(electronic) scientific libraries, a travel bursary or subscription to
a national rheumatology journal. Training opportunities are also
seen as a valuable incentive.

Research institutions might develop a certificate for partners
acknowledging their contribution in a project. When results are
published, it is important for reasons of transparency to make
the reader aware of the partners’ collaboration and to avoid their
participation being seen as tokenism.3> When partners fulfil the
International Committee of Medical Journal Editors criteria for
coauthorship,® they should become coauthors.?? In other cases
their involvement might be acknowledged separately.

Payment is an important aspect for partners feeling valued for
their contribution, while others may wish to donate their time
for free.34 In some countries access to state disability benefits
may be threatened if payment is offered.3’ No consensus could
be reached in our task force meetings and supportive literature
is weak. Further research is necessary before an appropriate rec-
ommendation on payment can be made.

DISCUSSION

Patient participation in research is desirable and irreversible.
A growing number of publications highlights the theoretical
benefits.3® Implementation of the presented recommendations
may enhance patient involvement in rheumatology as partners.
Nevertheless obstacles remain that complicate the collaboration
between professionals and patients. They are partly reflected
in figure 1. Although patients and professionals support the

Ann Rheum Dis 2011;70:722-726. doi:10.1136/ard.2010.135129

inclusion of partners in research, their opinions about the phases
of involvement (recommendation 2) and the recommended
number (recommendation 3) differ. A reason for the relatively
low level of agreement by professionals for recommendation 2
might be the opinion that partners add value at the start of a
project (defining research questions and relevant outcomes) and
at the end (dissemination and implementation) but may have
a limited ability to contribute to developing research design,
collecting data and analysis; the difference in agreement with
recommendation 3 might be explained by the perception of pro-
fessionals that there is a limited role for patient involvement in
laboratory research, while some patients feel more comfortable
when they can act among their peers: ‘It feels like a huge respon-
sibility being the only one to represent the patient voice, when
you can only talk from your own experience’ (Anonymous
patient, survey 2009).

Other causes for potential obstacles are asymmetrical relation-
ships between patients and professionals.# 2022 23 The profes-
sional perspective is dominant and patients look up to scientific
experts. Therefore, patients’ experiential knowledge and input
are easily overruled, perhaps unintentionally.!' Professional
hierarchy (eg, titles) can be a factor for reluctance or nervousness
to speak up during these meetings.?” It is reported that patients
for this reason may adopt the opinion of professionals or change
their own views.* 24 Creating supportive conditions and provid-
ing education for all stakeholders may establish more equal and
sustainable partnerships.

An unresolved issue is the ‘representativeness’ of patient
research partners.?’ ‘The’ patient does not exist. One should be
aware that selecting partners according to recommendations 4
and 5 might cause bias. It might exclude views of people who
are not able to speak English, who have no opportunity to travel
because of their disease or who have cognitive or social limita-
tions. Alternative ways of recruiting partners should be studied.

The issue of representativeness is a responsibility of the entire
project team. Team members may expect partners to go beyond
their individual experience and to represent the views of other
patients living with similar conditions. However, unless advice
is specifically sought from a patient organisation, a patient
research partner does not participate as a patient advocate, but
in a personal capacity with the purpose of contributing their
own views, based on their own experience of the impact of
their condition on their lives. More research is recommended to
explore various methods for patient group consultation.

There is debate whether partners who contribute over longer
periodsoftime startto become ‘professional’ patients. Professionals
might argue that these partners risk losing touch with their fellow
patients and alienate themselves from the target group,* or they
might represent the views of special interest groups.3! At our task
force meetings, the experienced patient research partners voiced
strongly that whatever their cumulative experiences, they ‘still
wake up every day with arthritis’, an experience that does not
change, and which the professionals do not have.

Last obstacle is the lack of robust evidence about the added
value of patient participation in research. We hope that our
recommendations will help to overcome the above-mentioned
obstacles. The results of our survey strengthen our confidence
thatthese recommendations will contribute to equal involvement
of patients in research, within the field of rheumatology as well
as beyond. Implementation of these recommendations should
be evaluated to document the effectiveness of patient participa-
tion in practice. Principal investigators should be encouraged to
report on the benefits and barriers of these recommendations.
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