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ABSTRACT

Objective To summarise study descriptions of the
James Lind Alliance (JLA) approach to the priority setting
partnership (PSP) process and how this process is used
to identify uncertainties and to develop lists of top 10
priorities.

Design Scoping review.

Data sources The Embase, Medline (Ovid), PubMed,
CINAHL and the Cochrane Library as of October 2018.
Study selection All studies reporting the use of JLA
process steps and the development of a list of top 10
priorities, with adult participants aged 18 years.

Data extraction A data extraction sheet was created

to collect demographic details, study aims, sample and
patient group details, PSP details (eg, stakeholders), lists
of top 10 priorities, descriptions of JLA facilitator roles
and the PSP stages followed. Individual and comparative
appraisals were discussed among the scoping review
authors until agreement was reached.

Results Database searches yielded 431 potentially
relevant studies published in 2010-2018, of which 37
met the inclusion criteria. JLA process participants were
patients, carers and clinicians, aged 18 years, who had
experience with the study-relevant diagnoses. All studies
reported having a steering group, although partners and
stakeholders were described differently across studies.
The number of JLA PSP process steps varied from four
to eight. Uncertainties were typically collected via an
online survey hosted on, or linked to, the PSP website. The
number of submitted uncertainties varied across studies,
from 323 submitted by 58 participants to 8227 submitted
by 2587 participants.

Conclusions JLA-based PSP makes a useful contribution
to identifying research questions. Through this process,
patients, carers and clinicians work together to identify
and prioritise unanswered uncertainties. However,
representation of those with different health conditions
depends on their having the capacity and resources to
participate. No studies reported difficulties in developing
their top 10 priorities.

INTRODUCTION

Over the past decade, patient and public
involvement (PPI) has been highlighted
worldwide in both health research agendas
and the development of nextstep research
projects." PPI has been defined as ‘experi-
menting with’ as opposed to ‘experimenting
on’ patients or the public.” PPI allows patients

Strengths and limitations of this study

» This is the first scoping review of published studies
using the James Lind Alliance (JLA) approach avail-
able with involvement of patients, carers and the
public in the setting the research agenda.

» The weakest voices often lack representation, which
could limit the generalisability of these priorities to
these populations.

» Because a scoping review approach was used, the
quality of the articles was not assessed prior to
inclusion.

» We were not in contact with the JLA Coordinating
Centre and search in all relevant literature, such as
grey literature and studies, which do not described
all steps of the JLA process, might have limited our
results.

» A limitation of this scoping review was our inclusion
of only English-language articles.

to actively contribute, through discussion, to
decision-making regarding research design,
acceptability, relevance, conduct and gover-
nance from study conception to dissemina-
tion.” However, PPI may also involve active
data collection, analysis and dissemination.*

Researchers have noted that involving
healthcare service users, the public and
patients improves research quality, relevance,
implementation and cost-effectiveness; it also
improves researchers’ understanding of and
insight into the medical and social conditions
they are studying,'” although such evidence is
still relatively limited.*

The James Lind Alliance (JLA) is a
UK-based non-profit initiative that was estab-
lished in 2004. The JLA process is focused
on bringing patients, carers and clinicians
together, on an equal basis, in a priority
setting partnership (PSP) to define and prior-
itise uncertainties relating to a specific condi-
tion.® Hall ¢t al’ note that the JLA aims to raise
awareness among research funding groups
about what matters most to both patients and
clinicians, in order to ensure that clinical
research is both relevant and beneficial to
end users. According to the JLA Guidebook,’
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Records identified through
database searching
(n=637)

Additional records identified
through other sources

|

Records after duplicates removed
(n=431)

|

Table 1 Criteria for inclusion and exclusion

Inclusion criteria Exclusion criteria

Records screened

(n=431)

Records excluded
(n =260)

|

Full-text articles assessed
for eligibility

(n=171)

l

Studies included in
qualitative synthesis
(n=37)

Full-text articles excluded,

with reasons
(n=134)

- Abstract (n=5)

- No list of Top 10 (n = 16)
- No PSP process (n =41)
- JLA not mention (n = 8)
- Duplicate (n = 1)

-RCT(n=7)

- Age < 18 years (n=13)
- Protocols (n = 4)

- Editorial (n=6)

- Letters (n=10)

- No English e (n=3)

- Comments (n=5)

- Review (n=3)

- Not all JLA steps (n=3)
- Correspondence (n=9)

Included

[

From: Moher D, Liberati A, Tetzlaff J, Atman DG, The PRISMA Group (2009). Preferred Reporting kems for Systematic Reviews and Meta-
Analyses: The PRISMA Statement. PLoS Med 6(7): €1000097. doi:10.1371/journal.pmed1000097

Figure 1 Flow diagram. JLA, James Lind Alliance; PSP,
priority setting partnership; RCT, randomised controlled trial.

uncertainties and how to prioritise these are key features
of the JLA process. The process begins by defining unan-
swered questions (ie, ‘uncertainties’) about the effects
of treatment and healthcare—questions that cannot be
adequately answered based on existing research evidence,
such as reliable, up-to-date systematic reviews—and then
prioritises the uncertainties based on their importance.
The most recent version of the JLA Guidebook explains
that many PSPs interpret the definition of treatment
uncertainties broadly. They may interpret ‘treatments’ to
include interventions such as care, support and diagnosis.
This approach has been an important development and
one that helps the JLA adapt to the changing health and
care landscapes, as well as to the changing needs of its
users.’

The JLA provides facilitation and guidance in the
identification and prioritisation processes. This process
forms part of a widening approach to PPI in research.
The characteristics of the PSP process are (1) setting
up a steering group to supervise all aspects of the study;
(2) establishing a PSP; (3) assembling potential research
questions; (4) processing, categorising, and summarising
those research questions; and (5) determining the top 10
research priorities through an interim process and a final
priority setting workshop using respondent ranking and
consensus discussion. To ensure that all voices in the work-
shop are heard, the JLA supports an adapted nominal
group technique (NGT) for PSPs when choosing their
priorities. NGT is a well-established and well-documented
approach to decision-making.”

» All steps from JLA » Unpublished literature
» List of top 10 priorities » Articles not written in
» Adults (aged >18 years or English

older) PSP without JLA
JLA without PSP
Protocols
Errata
Editorial
Thesis
Comments
Review
Guidelines
Randomised controlled
trials

VYVYVVVYVVYYVYYVYY

JLA, James Lind Alliance; PSP, priority setting partnership.

To our knowledge, there is a gap in existing research
given that no review has yet been published describing
how the JLA approach is used to establish steering groups,
set up PSPs, gather uncertainties, summarise uncertain-
ties and determine the lists of top 10 priorities. Thus, the
objective of this scoping review was to summarise study
descriptions of the JLA approach to the PSP process,
and how this process is used to identify uncertainties and
develop lists of top 10 priorities.

» How do the studies describe the characteristics of the
PSPs and, elaborating on aspects, how have they oper-
ationalised the JLA methods?

» How do the studies describe involvement of different
user groups?

» What processes are used to gather and verify
uncertainties?

METHODS

Identifying relevant studies

A systematic search was conducted up to October 2018
using five databases: Embase, Medline (Ovid), PubMed,
CINAHL and the Cochrane Library. The search strategy in
each database was «james lind*» OR «priorit* setting part-
nership*». We also searched in JLA website. This search
identified 746 records and 431 potentially relevant cita-
tions. After removing duplicates and screening titles and
abstracts based on our inclusion and exclusion criteria,
the full text of 171 studies was examined in greater detail.
A total of 37 studies met all criteria for review and were
subsequently investigated. These numbers were verified
by a university librarian (see flowchart, figure 1).

Selecting relevant studies

A prescreening process included reviewing the search
results and excluding all articles that were not research
studies, that were unavailable in full text or that clearly
did notinvolve the JLA PSP approach. Atleast two authors
screened the remaining articles using the inclusion and
exclusion criteria presented in table 1.

2

Nygaard A, et al. BMJ Open 2019;9:e027473. doi:10.1136/bmjopen-2018-027473



Charting data

A data extraction sheet was created to collect studies’
demographic details, aims, samples and patient groups.
The sheet was used to collect methodological details
about the studies’ PSPs, including descriptions of stake-
holders, lists of top 10 priorities, descriptions of the roles
of JLA facilitators and PSP stages.

Procedure

In addition to the first author, one of the other authors
evaluated each article, and individual and comparative
appraisals were discussed among the authors until agree-
ment was reached. At least two authors were involved
in each of the study selection procedures. A predefined
procedure was developed for consulting a third author,
or the whole research team, in cases of discrepancies;
however, this was never necessary (ie, decisions to accept
orreject unclear articles were based on a dyad consensus).
The first author and one other author extracted the char-
acteristics and findings of each study.

Quality appraisal
The most recent JLA Guidebook® served as the context for
investigating the descriptions of the studies” methods. A
quality assessment was not included in the remit of this
scoping review.®

Patient and Public Involvement
No patient was involved.

Collating, summarising and reporting results

Findings related to the scoping review’s research ques-
tions, based on the JLA approach, were extracted
and documented. The information shown in table 2
includes the studies’ aims, suggested uncertainties
and—depending on the version of the JLA guidelines
used—how these uncertainties were determined. We also
collected information on the stakeholders (including
members of the PSP), whether a JLA advisor/facilitator
was used, and the JLA process stages: (1) setting up a PSP,
(2) gathering uncertainties, (3) data processing and veri-
fying uncertainties, (4) interim priority setting and (5)
final priority setting. The results are presented based on
the /LA Guidebook steps, which have remained consistent
across versions.® !

RESULTS
In total, 37 studies met the inclusion criteria; their charac-
teristics are summarised in table 2.

The publication years ranged from 2010 to 2018. The
number of studies using this process has increased annu-
ally, with 12 published in 2017. In our sample, 27 of the
studies were from the UK,1 5712-35 g \vere from Canada,%_43
and 1 each was from India* and Spalin.45

The JLA process participants were patients, carers and
clinicians aged =18years. The studies collectively repre-
sented patient groups with heterogeneous ages and
health conditions/diseases, with later studies generally

more focused on symptoms and function than on diseases
(table 2). Totally, 15 of the studies gave information about
ethnicity,'3 14161921 2 25-2732 38 853690 42 () 6 the studies
also gave information about socioeconomic status.”
Another study gave only information about socioeco-
nomic status.**

Three of studies described that patient and carers
submitted more questions on psychosocial issues, psycho-
social stress, depression and anxiety compered with
clinicians.” * * No studies described disagreement
in the prioritisation stages. However, 24 other studies
also mentioned psychosocial issues without noting
who had done so.! 714719 22729 1994185 ey grydies did
not mention psychosocial issues,” '? 20722 24 26 28 44 45 T
types of health conditions that were addressed included
gastrointestinal,”*** neurological,' * 7 '* ' ® dermato-
logical,® ® 1723 %5 epdocrinal™ ® # and cancer2? 414
conditions.

Setting up a PSP

The JLA steering group is made up of key organisations
and individuals who can collectively represent all or the
majority of issues related to the PSP, either individually or
through their networks.’®

All  included studies had a steering group,
although they were described differently. Nineteen
studies! ? 12 1417192022 2325 3136 37 304145 411 1y ded patients,
carers and clinicians in their steering groups; 16
studies’ 19 18 24 26-29 3256 38 42444 i 1ot include carers in
their steering group (ie, only patients and clinicians).
In one study,” the titles of the members on the steering
group were not reported; in another,” the steering group
did not specifically include patients, carers or clinicians,
butrather stated that representation from all stakeholders
was ensured.

The number of JLA steps in the PSP process varied across
studies from four steps' ** % T3 42 ¢ eight steps.’ #*
Five steps, corresponding to LA Guidebook V.4, V.5 and
V.6, were most common, 12 13 1519 23 24 26-20 31 34.36 35 40 41 43 45
with step 1, initiation; step 2, collection of uncertainties;
step 3, collation of uncertainties; step 4, interim priority
setting; and step 5, final priority workshop.

Gathering uncertainties

PSPs aimed to gather uncertainties from as wide a
range of potential contributors as possible, ensuring
that patients were equally confident and empowered
compared with clinicians in submitting their perspectives
on uncertainties.’

With regard to recruitment, various partner organisa-
tions, local advertisements, social media, patients, carers
and clinicians were PSP information targets. In addition
to an online and paper survey, two studies also used face-
to-face methods to reach and facilitate involvement by
their identified groups.” **

The questions were usually deliberately open-ended
to encourage full responses regarding the experi-
ences of patients, carers and clinicians. One of the 37
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e |Z8E5EcSED tions' 171829 25 323404345 ¢, 0y a5 “What questions about
-
c.2 o882 Pz . .
58 | 2E53£8 % €8s the management of hypertension or high blood pressure
Q = 7] c T c .= .
o E %5 0 ° SE50axsS would you like to see answered by research?’ In seven
azoz|ic a oY 6 studies, participants (patients, carers and clinicians) were
. . 161720 2197 28 33
H T o asked to submit three to five research ideas. 202127283
2 ®s 5 . . .
5 | £ 2 In eight studies, no limit was placed on the types of ques-
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5 85¢ tions that could be submitted.” "> **? One study
7 = . . .
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] . 9229934 .
o, (8 j, % three studies,?® ?*** such as ‘Do you have questions about
o O = %} . . . .
<58 %;‘5’ o the prevention, diagnosis or treatment of hair loss that
= . . .
SFEFR|EoE need to be answered by research?’ Five studies did not

report their question format,” ' 141926

The number of submitted uncertainties ranged
from 8227, submitted by 2587 participants,” to 323,
submitted by 58 participants.”” All studies except
two’ ** reported involving patients, carers and clinicians
in the initial survey. Two of the studies addressed veri-
fying uncertainties for example by content experts or
librarians.*” ** The steering group or researchers were
involved in addressing verifying uncertainties in 22 of
the studies and?® 7 1416 18 20 21 23-27 30 31 33 35 87 30 41 44 45 ;|

13 of the studies not describing verifying the uncertain-
ties,! 1213171922 28 29 32 34 36 38 42

Data processing and verifying uncertainties
Unlike most surveys that are designed to collect answers,
JLA PSP surveys are designed to collect questions. The

trichologist and a GP. A JLA representative ensured accountability.

key stakeholders were identified through a process

of consultation and peer knowledge, building on
steering group members’ networks and existing JLA

Steering groupt identification and management
affiliates.

of partners/stakeholders
four dermatologists, a psychologist, a registered

The steering group comprised four people
representing various patient support groups,

BHNS, British Hair and Nail Society; CKD, chronic kidney disease; GP, general practitioner; JLA, James Lind Alliance; NGT, nominal group technique; NR, not reported; PSP, priority setting partnership; Ul, urinary
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Interim priority setting

Interim prioritisation is the stage at which the long list of
uncertainties (indicative questions) is reduced to a short
list for the final priority setting workshop.’

All studies described an interim stage, using the terms:
interim priority scs:tting14 % interim prioritisation' 2 and
ranking exercise.”* **

Their short lists varied from 22%° to 30 uncertain-
ties.'2 1771922 25303639 Giy teen of the studies used an interim
prioritisation of their top 25 uncertainties that were taken
to a final prioritisation workshop, where the participants
agreed on their top 10 priorities. 7132021 2324282031 83-35 3738 10
Three of the studies did not describe the number of short-
listed treatment uncertainties.'® #" **

To reduce the number of uncertainties, an interim
prioritisation exercise was conducted by email or by
post.” '8 32 patients, carers and health professionals were
initially invited to examine the long list'%; 14 of the studies
used a second online survey,1 19,2023 25 28 29 3135 38 40 and
in one study, the steering group members facilitated an
interim ranking exercise.”

Final priority setting
The JLA’s final stage is a rank ordering of the uncer-
tainties, with a particular emphasis on the lists of top 10
priorities. For JLA PSPs, a final face-to-face priority setting
workshop is conducted with both small group and whole
group discussions. The NGT can be used by groups, with
voting to ensure that all opinions are considered’; 21 of
the studies reported using the NGT in the final priority
setting workshop.? 121619 2123 25 26 20 52-54.36 37 39 4143 15

All of the studies implemented a final priority setting
workshop to agree on their top 10 priorities. In most
of the studies, these final workshops included patients,
carers and clinicians; nine studies mentioned including
only patients and clinicians,” % 282938 34 42-44

DISCUSSION

To our knowledge, this is the first scoping review of
published studies using the JLA approach, although the
number of steps used by PSPs differed and not all papers
describe in detail every aspect of the JLA approach.
However, overall they incorporated the same proce-
dural content, which indicates no implications or small
implications for our findings. Thus, this scoping review
provides unique insight into a broad and varied range
of perspectives on PPI using the JLA approach. Interest-
ingly, there were some differences between the questions
submitted by patients and carers compared with those
submitted by clinicians. The patients focused more on
symptoms and function than on disease, while clinicians
focused on general treatment. Compared with clinicians,
patients submitted more questions about psychosocial
issues, psychosocial stress, depression and anxiety."” ** *
There were no studies that described disagreement in the
prioritisation steps. The health conditions addressed in
these studies were primarily somatic diseases, although

one study was about life after stroke and included mental
health.” Thus, the JLA approach is an appropriate and
important method for defining research from the
perspectives of end users that is, patients and carers.*®

A key value that informs such partnerships is often
described as equality. Equitable partnerships might be
defined as a gradation of shared responsibility negoti-
ated in a collaborative and cooperative decision-making
environment. Whether such values always align within the
JLA process is an open question. Thus, reflecting on and
clarifying values about involvement before starting collab-
orative work might enhance the positive impacts while
avoiding the negative impacts of public involvement.*”

The number of priority setting exercises in health
research is increasing,” and our review indicates that the
use of the JLA approach is also growing . This approach
facilitates broad stakeholder involvement, and it is trans-
parent and easy to replicate. This is consistent with find-
ings by Yoshida,” who argues that there is a clear need
for transparent, replicable, systematic and structured
approaches to research priority setting to assist policy-
makers and research funding agencies in making invest-
ments. Increased public involvement can lead to a wider
range of identified and prioritised research topics that are
more relevant to service users.* A key strength of involving
the public and patients, rather than only academics,
throughout the partnership process is described in these
studies, including having a project led by representatives
of a wider range of consumer and clinician organisa-
tions." The number of resulting uncertainties reflects this
breadth. The studies examined tended to conclude that
the JLA principles were welcomed, but consistently empha-
sised the need for an even broader understanding, better
conceptualisation and improved processes to incorporate
the results into research. However, few studies focused
on how to reach the weakest voices for survey participa-
tion. After critically reading these studies, one might ask
whether they included the lowest socioeconomic groups
and most vulnerable patients. Many respondents, particu-
larly those associated with charity organisations, are likely
to be white and middle class and to have high education
attainment levels. Yet it is the individuals who are more
difficult to reach, such as those in low socioeconomic
groups and those who are vulnerable patients, who may
have the greatest unmet needs and stand to gain the most
from improved treatment.”” ***** Given that the JLA is
designed to identify shared research priorities, such indi-
viduals and their needs may not be reflected in what is
typically reported studies. In one case, to better facilitate
patient and carer involvement, and to reach those who
may not receive and/or respond to email or postal infor-
mation, a steering group member visited existing support
groups and arranged the distribution of information
leaflets at local meetings.” Although great efforts were
reportedly made® to include participants from black and
minority ethnic groups and care home populations, they
were not particularly successful. Lough et al”® reported
that the use of an online survey may introduce a bias in
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favour of patients who use the internet and social media.
It is also likely that those with literacy issues will not
participate.'® Three of the studies’ '®** attempted to facil-
itate participation among those with language barriers
and literacy issues, which implies that efforts need to be
made to enable minority groups and learning disabilities
to participate in the PSP process. Stephens et al’* note
another major challenge to involving users in research
and patients in the steering group who have incapaci-
tating symptoms and short expected survival durations.
Another important issue is that all but two studies* *
were from English-speaking countries and thus represent
a relatively limited global population.

According to the JLA Guidebook,” PSPs usually report
their process and methods, the participants involved,
results, reflections on successes, lessons learnt or limita-
tions, and the next steps. Itis important that these reports
be written in a language understandable to everyone with
an interest in the topic, not just to clinicians. Lough et af”
explained that all of the unanswered questions generated
by their PSPs would be available on the JLA website and
widely disseminated to research commissioners, public
health and research funders. However, such reports
can be difficult to obtain by those without ready online
access or by those with literacy issues. Eleftheriadou et al'®
included implementation of a feasibility study as one of
their top 10 priorities; the authors hoped that, following
its publication, along with their list of the most important
uncertainties, relevant studies would be developed.

Running a PSP and involving the relevant stakeholders
in deciding which research should be funded seem to
be an effective and sustainable model.?* Without doubt,
the essential advantage is integration of this involvement
in both research and healthcare. Identifying research
priorities is perhaps where the PSP’s greatest effect can
be achieved.”® Nevertheless, one might ask whether PSPs
emphasise basic research less than applied research.
Abma et al’® have argued that the international literature
describes corresponding challenges in research agenda
setting and follow-up; patient involvement is limited to
actual agenda setting, and there is limited understanding
of what happens next and how to shape patient involve-
ment activities in follow-up phases. This scoping review
process gathered a large number of research priorities
from a diverse set of respondents.” ** There has been a
clear paradigm shift from a reactive to a more proactive
approach described as ‘predictive, personalised, preven-
tative and participatory’.” It is expected that the JLA
process will have a clinical impact by driving relevant
research studies based on PPI. Crowe et al' reported that
a critical mismatch between the treatments that patients
and clinicians want to have evaluated and the treatments
actually being evaluated by researchers. This apparent
mismatch should be taken into accountin future research.

Strengths and limitations
A major strength of this paper is the application of a
rigorous and robust scoping review method, including

independent screening and data extraction. The search
strategy was carefully performed in conjunction with a
research librarian. To strengthen the review’s validity,
several databases were used, and we have reported them
with complete transparency. The studies selected for
inclusion were manually searched. Although we searched
multiple databases for the period since their inception,
we may not have identified all relevant studies. We did
not search the grey literature, assuming that empir-
ical research using the JLA approach would be found
in indexed databases. As a scoping review, the findings
describe the nature of research using JLA’s approach and
provide direction for future research; hence, this review
cannot suggest how to operationalise the JLA process or
how to use it in a given context. Another strength is that
several of the researchers contributing to this project also
work in the clinical areas represented in the studies. In
addition, while a quality analysis was beyond the scope of
this paper, we have noted varying descriptions within the
selected studies (ie, sample sizes, health status and age
of groups). Finally, the included studies do not provide
information about the impact of involvement, regarding
development of consensus, the discussions among all
those who took part, the distribution of power and the
politics. In future work, it may be important to evaluate
how much influence patient/public partners had during
the process, besides the impact of the number of partici-
pants in the respective groups. Another limitation might
involve our inclusion criteria with respect to requirement
for peerreviewed publications, which by definition will
use more academic language and may not be readily
accessible to the layperson. Lastly, the cost and time
involved in a PSP are described in one publication only.**
According to the JLA Guidebook, the PSP process will last
approximately 12-18 months.’

CONCLUSIONS

JLA-based PSP makes a useful contribution to identifying
research questions. A range from 327 to 8227 uncer-
tainties were published, with 27 studies from UK. The
number of reported steps varied from four to eight. In
total, 33 studies mentioned the involvement of a JLA
facilitator. Twenty-four included studies that addressed
methods for verifying uncertainties, and the use of NGT
was reported in 21 studies. Finally, it is important that
the results of these studies, including the top 10 priori-
ties, reach those who answered the survey, including the
vulnerable groups. Online publishing might contribute
to this. Future studies should focus on factors influencing
patient and carer involvement in priority setting projects.
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