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Introduction

Background To arrive at an agreed, prioritized ranking of treatment uncertainties in
asthma that need further research, by developing a collaboration of patients, carers and
clinicians, facilitated by the James Lind Alliance Working Partnership between Asthma UK
and the British Thoracic Society.

Methods A four-step procedure: (1) establish a collaborative Working Partnership; (2)
identify and collect treatment uncertainties by using a patient survey and analysing existing
systematic reviews, clinical guidelines and query-answering services; (3) categorize uncer-
taintics; and (4) convene a workshop using a nominal group process to establish a ranked
prioritization of treatment uncertainties in asthma.

Findings Agreement and rankings were reached for 10 treatment uncertainties. The
highest was given to the uncertainty surrounding the adverse effects of inhaled and oral
steroids. The top three priorities dealt with clinical management issues, where uncertainties
stll exist, namely concerns about the side effects of inhaled and oral steroids, how to
manage asthma when other illnesses exist or how to rely on personal decisions in an
ever-changing illness (self-management).

Interpretation The key outcome is the generation of a prioritized list of treatment uncer-
tainties in asthma, agreed by a collaboration of patients and health professionals, to inform
the commissioning of new research. Such a large number of patient-identified treatment
uncertainties had not previously been identified in the literature, an indication perhaps tha
asthma self-management is a neglected research area. Whether the results have an influence
of research funding decisions is not yet known,

about the effects of care and treatment’ [2]. The Alliance’s website
states that this ‘information will help ensure that those who

Groups of scientists typically set research priorities, even in areas
where the views of patients and service-based clinicians would
have relevance in identifying areas of importance. However, there
are developments afoot that are placing these assumptions under
greater scrutiny [1]. The James Lind Alliance (JLLA) was set up to
‘bring patients and practising clinicians together in a new way 1o
identify and address the most important uncertainties they face
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fund health research are aware of what matters to patients and
clinicians’.

There has been a recognition that patients, their primary carers
and the clinicians who attend to them, are able to, and should,
make contributions to shape rescarch agendas and funding [2-4].
Important mismatches in research prioritics have been identified.
By involving a wider set of stakeholders, previously unrecognized
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topics and issues in arthritis (5,6], Alzheimer’s disease (7] and
mental heaith (8] have been identified that require the attention of
rescarchers. In other words, the questions patients and clinicians
want to see addressed by research are not necessarily those that
have been pricritized by funding bodies. Oliver and Gray have
produced a bibliography of studies comparing patients’, clini-
cians’ and researchers’ priorities for research and cutcomes for
assessing the effects of treatment {9]. Out of over 300 studies
identified, only six compared patients’ priorities with researchers’
priorities, and only three compared clinicians' priorities with
researchers’ priorities. A further 42 studies reported patients’ and
clinicians’ shared priorities, 96 studies reported only patients’ pri-
orities and 156 only clinicians’ priorities [9). The impact of these
studies appears to have been limited; there is no agreement on how
to integrate the views of different potential stakeholders in
research, or on how to use the evidence in this literature in the
process of research prioritization.

This article describes the process and ocutcome of the first JLA
Working Partnership (WP) between Asthma UK and the British
Thoracic Society to illustrate the potential contribution of collabo-
rations involving patients, carers and clinicians in the identification
and prioritization of treatment uncertainties.

Methods

Establishing a Working Partnership

The term ‘James Lind Alliance Working Partnership’ is used to
describe a formal collaboration between a number of organizations
which agree 10 work together to identify treatment uncertainties
amenable to further research, and to reach consensus on how to
prioritize those uncertainties to inform research funding decisions.
JLA agreed to facilitate a WP between Asthma UK and the British
Thoracic Society, known as the JLA Asthma WP (by convening
meetings and teleconferences), on the condition that a collabora-
tive process would occur, guided by agreement about tasks,
responsibilities and the declaration of relevant interests, financial
or other.

Identifying treatment uncertainties

Two methods were used to identify treatment uncertainties.

First method: searches for clinical and research
‘uncertainties’

Explicit statements describing the need for further research were
identified in clinical guidelines, statements of continuing uncer-
tainty from systematic reviews and research recommendations.
Questions put to clinical question and answering services where
no satisfactory response was provided or where no systematic
reviews exist were also identified. The sources used were the
Scottish Intercollegiate Guidelines Network (SIGN), British Tho-
racic Society Guidelines on the Management of Asthma; The
Cochrane Library; the National Library for Health Primary Care
Question Answering Service and ATTRACT database [10]. The
identified ‘reatment uncertainties’ were used to develop an asthma
module in the Database of Uncertainties about the Effects of
Treatments (DUETs), http://www.library.nhs,uk/duets/.
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Second method: patient survey

The Asthma UK working group of staff and patient advocates
designed a survey using plain English, which provided informa-
tion about the background to the project, its aims and a definition
of the term ‘treatment uncertainty’. The survey was posted to 1146
people (120 to ‘Speak Up For Asthma’ volunteers, 225 to parents
and children who have attended *Kick Asthma’ holidays and 801 to
people with asthma and carers). The sample was taken from over
30 000 Asthma UK supporters. The survey was also placed on the
Asthma UK website for 3 weeks alongside news feeds and targeted
articles used to solicit postal and web responses over a 3-month
period.

Refining and categorizing uncertainties

A refinement process was planned, anticipating the need to
exclude ineligible submissions. The DUETs module group (MF
and CG, supported by SW, JV and IC) clarified treatment uncer-
tainties reported by Asthma UK, agreeing a set of common terms,
clarifying the question or uncentainty, before allocating the uncer-
tainty to the relevant categories, for example: adverse effects or
co-morbidity. The second refinement consisted of verifying each
uncertainty against existing systematic reviews, lo ensure that
valid evidence was not being overlooked. Uncertainties identified
by British Thoracic Society were subjected to a similar process
(see Fig. 1).

Prioritization workshop

A nominal group technique was used as a methed of developing
consensus during a priority setting workshop. The nominal group
process permits multiple iterative rankings, allowing individuals to
influence the consensus process without the pressure to conform to
individual viewpoints. Conducting iterations by groups of increas-
ing size creates a sense of engagement and involvement. Briefing
documents were circulated to participants 10 days prior to the
workshop. These included background to the JLA Asthma WP,
glossaries of research terms, documentation about the JLA priority
setting process and a pre-selected list of asthma treatment uncer-
tainties (sec Fig. 1). Participants were asked to rank these uncer-
lainties before attending the workshop.

Results

Establishing a Working Partnership

Asthma UK and the British Thoracic Socicty agreed 1o form the
JLA Asthma WP in 2004. Although Asthma UK has published a
strategy for clinical research into asthma [11], the organization had
not previously explicitly engaged patients and clinicians in a
process of identifying and prioritizing treatment uncertainties.
Constraints on the availability of patient and professional time
resulted in a longer time frame than first anticipated. Initial part-
nership meetings were held to share expectations: these proved
important in establishing a joint approach to the tasks, which took
nearly 2 years. Smaller task groups completed the identification of
treatment uncertainties, developed priority setting methods and
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Postal and website survey

Searches of selected sources
I

159, Website 211)

370 usable survey responses received (Postal

After refinement and categorisation, 100
uncertainties identified and listed on DUETS
module. (Research recommendations, 51;
ongoing research, 38; ATTRACT, 4; National
Library for Health Primary Care Quastion
Answering Servics, 7).

‘uncertainties’

103 responses removed that did nat obviously
address uncertainty e.g. prognosis questions (46
postal and 57 from web) resulting in 267

unceriainties

A taxonomy was developed to structure the 267
uncertainties. A 57 further ‘uncertainties’ were
removed after application of ‘no systematic review
evidence' criteria resulting in 210 validated

web-based module)

210 patient and carer uncertainties (see DUETS

100 clinical and research uncertainties (see
DUETS module)

prioritisation workshop.
Figure 1 The JLA Asthma WP process to

Frequency ranking of similar uncertainties.
Treatment uncertainties ranks 1 to 15 went to the

British Thoracic Society represantatives
(members & chair of the Research Commiittee)
reviewed the reporied uncertainties and voted
for 6 to go forward to prioritisation workshop.

identify treatment uncertainties. DUETs,

b

Database of Uncentainties about the Effects
of Treatments; JLA, James Lind Alliance; WP,
Working Partnership.

Prioritised uncertaintles: 21 (15 and 6) treatment uncertainties listed for the priorilisation workshap.

convened the workshop. The estimated costs of supporting the WP
process were £29 000, excluding approximately 6 months of work
at DUETs.

Identifying treatment uncertainties

Figure 1 illustrates the processes and number of treatment uncer-
tainties identified from the survey and searches of the agreed
sources. Assessment of survey responses revealed that treatment
uncertainties specified by patients are often not easily categorized:
patients often find it difficult to conceptualize what is meant by an
‘uncertainty’ and often declare concerns or fears. It was therefore
necessary for a working group of seven Asthma UK members and
other research staff work to clarify specific treatment uncertainties.

Refining and categorizing uncertainties

After the removal of unusable responses and those where evidence
from current systematic reviews already existed, 210 valid uncer-
tainties remained (see DUETS web-based module) [12]. Having
both clinicians and non-clinicians involved in the process of clari-
fying and categorizing uncertaintics was a time-consuming but
vital step. The taxonomy used had the following categories:
Adverse effects, Allergy, Co-morbidity, Complementary therapies,
Drug delivery, Drug therapies, Management, New therapies,
Severity of illness, Stage of illness, Stage of life and Triggers.
After categorization, the patient-submitted ‘treatment uncertain-
ties’ were ranked in order of frequency, and the top 15 went
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forward for consideration in the prioritization workshop. One
hundred clinical treatment unceriainlies were identified from
searches of the listed sources (for detail see Fig. 1). Members of
the British Thoracic Society Research and Science Committee
voted and prioritized six treatment uncertainties, which went
forward to the workshop, making a total of 21 treatment uncer-
tainties that needed to be prioritized at the next stage.

Prioritization workshop

The workshop was attended by the following participants: 9 indi-
viduals with asthma (Asthma UK staff and patient advocates), 3
researchers, 2 asthma nurse specialists, a research coordinator
from UKCRN, 2 clinical specialists (members of British Thoracic
Society), the chief executive of British Thoracic Society, the editor
of DUETS and 3 facilitators from JLA.

After introductions, participants were asked to declare interests,
financial or otherwise. The methods proposed 1o prioritize the 21
treatment uncertainties were presented. Each participant had been
asked to rank the list of 21 uncertainties in order of importance
before the workshop. In the first nominal round, three groups
compared their prior rankings and werc asked to agree a ranking.
These results were aggregated and a new overall ranking obtained.
In the next round, two groups were formed, with roughly equal
numbers of patients and clinicians. After discussion, new overall
rankings were achieved in each group. In the final round, all
participants took part in a plenary discussion and achieved con-
sensus and were able to rank ‘top 10’ treatment uncertainties (see
Table 1).






