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Ozet

Bu olguda ankilozan spondilit ve takibinde Behget
hastahigl klinigi gelisen 35 yasinda erkek bir olgu
sunulmustur. Olgu modifiye Newyork kriterlerine gore
ankilozan spondilit tanisi almistir. Okiler tutulumda
hipopiyonlu iridosiklit ve retinal vaskiilit gelisen olguda
HLA-B27 pozitif, HLA-B5 negatif olarak bulunmustur.
Bu olguda ankilozan spondilit ve Behget hastaligi bir
arada gozlenmis ve birlikteligi literatir esliginde

Abstract

We presented a 35 year old case who was diagnosed
as ankylosing spondylitis (AS) and developed clinical
features of Behcet’s disease (BD) during his follow-up.
He fullfills the Modified NewYork criteria for AS. He
had an ocular involvement which was diagnosed as
iridocyclitis with hypopyon and retinal vasculitis. His
phenotype was positive for HLA-B27 and negative for
HLA-B5. In this case, a combination of AS and BD has

tartisiimistir. been observed and discussed.
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Introduction:

Behcet’s disease (BD) is a systemic vasculitis of
unknown cause involving arteries and veins of all
sizes and having recurrent mucocutaneous and
frequent ocular involvement(1). Ankylosing
spondylitis (AS) is the main representative of the
family of spondyloarthropathies, and a chronic
inflammatory joint disease of axial joints and in
particular both sacroiliac joints (2).

There has been some debate as to whether BD
should be included among the seronegative
spondylarthritides. Back pain is far uncommon,
and properly conducted studies of sacroiliac joint
involvement have not demonstrated an increased
prevalance in BD patients. The lack of familial
association with other diseases in the
seronegative spondyolarthritides (SpA) and the
association with HLA-B51 rather than the B27
cross-reactive group suggest that BD is not a sPA.
Most importantly , the clinical features in BD are
very different : there is widespread vasculitis; the
genital lesion in the male usually affects the
scrotum rather than the glans; urethritis is
absent; nail changes are not seen; and the nature
and course of eye involvement are dissimilar (1).
In literature, there are case reports about
coexistence of BD and AS and a case of BD (3—6).
In this report we present a case who were
diagnosed as AS and during follow up developed
BD. Our case meets the criteria of AS according to
modified Newyork criteria and BD according to
International Study Group Criteria (ISGC).

Case

Thirty-five year-old male patient admitted to our
clinic with complaints of morning stiffness, low
back pain, persistent right knee swelling, oral
aphthous ulcerations. The first complaints of our
patient started when he was 19 year-old. He had
inflammatory low back pain, hip pain and treated
with NSAIDS. After 6 years he was diagnosed as
AS. He had right knee swelling, calf tenderness,
difficulty in walking and oral aphthous ulcerations
occurring 10 to 15 times a year. The patient did
not give any history of genital ulceration,
urethritis or preceding infection at that time. He

was started on indomethacin and sulfasalasine
and corticostreoids.

When the patient was 31 year old, total hip
replacement surgery was performed because of
both hip joint ankylosis.

Nine years after his first symptoms the patient
had ocular involvement which was diagnosed as
uveitis. Patient had pain and redness of right eye.
In the last year vision loss of right eye occurred.
The examination at this time revealed iridocyclitis
with hypopyon and retinal vasculitis. One
month’s later, on biomicroscobic examination
there were iris pigments on right eye lens and no
other signs of active iridocyclitis. Fundus
fluorescein angiography showed edema of optic
disc, widespread preretinal and subretinal
hemorrhages. Vision was intact, there were iris
pigments on right eye lens and anterior and
posterior chambers were normal at 4 month’s
follow up.

On physical examination there were loss of
lumbar lordosis, papulopustular skin lesions on
chest and back, limitation of lumbar spine
mobility in all three planes and right knee
swelling. Sacroiliac compression tests were
negative. Spinal mobility measurement were
performed; Modified Schober test was 2 cm,
chest expansion was 1,5 cm and occiput-wall
distance was 6 cm. There was right knee effusion.
Laboratory evaluation revealed sedimentation
rate 23 mm/h, CRP 1,81 mg/dl, rheumatoid factor
negative. HLA phenotype was positive for HLA-
B27 and negative for HLA-B5.

On radiologic examination there were bilateral
Grade 4 sacroiliitis, nonmarginal, asymmetric
syndesmophytes on L1-L2, L2-L3, T12-L1. Servical
and atlantoaxial radiographs were normal. Knee
radiographs showed elevation of capsula possibly
because of increased intrarticular synovial fluid,
soft tissue swelling, osteophytosis on medial
femoral tibial condyles and patella. Hand and feet
radiographs showed no evidence of arthritic
involvement or enthesitis.

Skin lesions were examined by a dermatologist.
Microbiologic culture of papulopustular lesions
on back and chest were negative. Pathergy test
was negative.
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Having recurrent oral aphthous lesions,
iridocyclitis with hypopyon and retinal vasculitis
and acneiform lesions the patient was diagnosed
as BD according to ISGC. Because of recurrent
ocular involvement the patient was started on
azathioprine 50 mg three times a day.

Discussion

The inclusion of BD among SpA and whether
sacroiliitis develops in BD are still being debated (
3).

Joint involvement occurs in 45-70 % of patients
with BD, usually manifesting as arthralgia and as
acute or subacute arthritis. Behcet’s arthritis is
usually mono or oligoarthritis but can be
symmetric with a potential of confusion with
rheumatoid arthritis. Oligoarthritis in small or
larger joints was found in 40% of a patient
population followed for 1-2 years. Knees, ankles,
wrists and tendon enthesis may be involved in a
recurring but seldom destructive episodic
process. Involvement of distal interphalangeal
joints, spine and sacroiliac joints is very
uncommon (7).

There are several studies about the prevalance of
sacroiliitis and AS in BD patients. Maghouri et al
studied the prevalance of sacroiliitis in a group of
patients with BD. Two out of 27 ( 7,4 %) BD
patients had grade 2 sacroiliitis and, 1 equivocal
sacroiliitis (8).

Taarit et al retrospectively reviewed the medical
records of 309 patients with joint manifestations.
Sacroiliitis was observed in 6% cases and 2 cases
were found to have AS (8). Dilsen et al reported
prevalance of sacroiliitis and AS in BD. Among 331
BD cases, 34% had sacroiliitis and 10% had AS in
their series(9).

Oliveri et al studied 20 BD and 20 controls and
observed sacroiliitis in 6 out of 20 patients and 1
of controls (10). Oliveri et al also reported a case
of coexistence of BD and AS with advanced
servical involvement (11).

Borman et al reported a 29 year-old woman who
was diagnosed as AS and during follow up
developed BD with severe inflammatory joint
involvement. HLA phenotype was negative for

HLA-B51 and positive for HLA-B27 (5). Cimen et al
reported a case of clinically occult coexistence of
AS and BD and revelation of AS after a long time
of BD diagnose (12). Etaouil et al reported 2 cases
of AS and BD in combination. In both patients
HLA-B27 was positive and HLA-B51 was negative
(4).

Signs of AS were sought in 11 patients suffering
from BD by Dubost et al. Three patients had
definite AS and 2 had phenotype B27. They stated
that this combination is rare but it is felt to be
legitimate to seek the other disease when one of
these 2 conditions is diagnosed (6) .

Yazici et al reported only a single case of AS in 184
BD patients in the Turkish population (13). Yazici
et al reported that the high observer variation in
interpreting a film of the anteroposterior (AP)
view of the pelvis for sacroiliitis maybe a major
cause of reported sacroiliitis in Behget’s disease
(14).

Chang et al performed a study to clarify whether
BDcould be classified into the SpA complex. The
prevalance of definitive sacroiliitis in BD group
and SpA was 46.4% and 5.2% respectively. The
patterns of eye involvement were different
between these two groups. They concluded that
BD could not be classified into the SpA complex
(15).

In our case the patient was initially diagnosed as
AS. He had oral aphthous ulcerations recurring
10-15 times a year but had no other signs of BD
for years. First ocular involvement which was
diagnosed as uveitis occurred 9 years after the
beginning of his musculoskeletal symptoms. He
had vision loss of right eye in the last year and
diagnosed as iridocyclitis with hypopyon and
retinal vasculitis. He was then diagnosed as BD
according to ISGC with oral aphthous ulcerations,
ocular involvement and acneiform lesions on his
chest and back.

Our patient had uveitis and iridocyclitis with
hypopyon and retinal vasculitis in different times.
Beiran et al reported a case of a young man
suffering from both ankylosing spondylitis and BD
in whom the character of the ocular involvement
changed according to the predominant disease at
a given time. When the clinical picture was one of
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AS, only anterior uveitis was observed, while the
clinical picture of BD occurred with panuveitis and
retinal vasculitis (16).

Our patient’s phenotype was positive for HLA-B27
and negative for HLA-B5 which is consistent with
HLA phenotypes of BD associated AS cases in
literature.

Overall, nearly 90% of SpA patients are positive
for HLA-B27 and 60-80 % of BD patients are
positive for HLA-B5 (17, 18). However patients
with both BD and SpA are far less likely to be HLA-
B5 positive than those with BD alone (19).
Furthermore, HLA-B27 does not seem more
common in BD than seen in the normal healthy
population (18). However the prevalance of HLA-

References

1. Yazici H, Yurdakul S, Hamuryudan V. Behcet’s
syndrome. In: Rheumatology, 2 nd edn, Mosby,
London, 1998; p 7.26.1—6.

2. Wollheim FA. Ankylosing Spondylitis. In:
Textbook of Rheumatology, 4 th ed, WB Saunders
Company, Philadelphia, 1993; p:943—-60.

3. Chang HK, Cho EH, Kim JU et al. A case of
coexisting Behcet’s disease and ankylosing
spondylitis. Korean J Intern Med 2000;15(1) 93-5.

4. FEtaouil N, Benyahya E, Bennis R et al.
Ankylosing spondylitis and Behcet’s disease in
combination. Joint Bone Spine 2002,69(1):96-8.

5. Borman P, Bodur H, Ak G et al. The coexistence
of Behcet’s disease and ankylosing spondylitis.
Rheumatol Int 2000;19(5):195-8.

6. Dubost JJ, Sauvezie B, Galtier B et al. Behcet’s
syndrome and ankylosing spondylarthritis. Rev
Rhum Mal Osteoartic 1985; 52(7-9):457-61.

7. International Study Group for Behcet’s disease.
Criteria for diagnosis of Behcet’s disease Lancet
1990,;335: 1078-80.

8. Maghraoui AE, Tabache F, Bezza A et al. A
controlled study of sacroiliitis in Behcet’s disease.
Clin Rheumatol 2001; 20(3):189-91.

9. Taarit CB, Ben Turki S, Ben Maiz H.
Rheumatologic = manifestations of Behcet’s
disease: report of 309 cases. Rev Med Interne
2001; 22 (11):1049-55.

B27 is extremely high among patients with both
BD and SpA (6,17).

Hamza et al suggested that BD may increase the
risk of SpA among patients with the HLA-B27
antigen (19). Kallel et al suggested that HLA-B5
negativity in BD patients may increase the risk of
AS (18).

As a result whether the combination of BD and AS
in our patient is a co-existence or if there is a
casual relationship remains to be determined.
Patients with rheumatologic diseases should be
followed for long time and new symptoms should
alert the physician for reviewing the diagnosis
and coexistent diseases.

10. Dilsen N, Konice M, Aral O. Why Behcet’s
disease should be accepted as a seronegative
arthritis: In Lehner T, Barnes CG, eds. Recent
advances in Behcet’s disease London New York:
Royal Society of medicine Services. 1986;281—4
(Internatiomal congress and symposium Series
No:103.

11. Oliveri I, Gemignani G, Camerini E et al.
Computed Tomography of the sacroiliac joints in
four  patients  with  Behcet’s  syndrome-
conformation of sacroiliitis. Br J Rheumatol 1990;
29: 264-7.

12. Oliveri I, Gemignani G, Busoni F,et al.
Ankylosing ~ Spondylitis  with  predominant
involvement of the servical spine in a women with
Behcet’s syndrome. Ann Rheum Dis 1988; 47:
780-3.

13. Cimen OB, Sahin G, Bicer A et al. Behcet’s
syndrome coexisting with clinically occult
ankylosing spondylitis. Z Rheumatol 2002;61(4):
440-2.

14. Yazici H, Tuzlaci M, Yurdakul S. A controlled
survey of sacroiliitis in Behget’s disease. Ann
Rheum Dis1981; 40: 558-9.

15. Yazici H, Turunc M, Ozdogan H, et al. Observer
variation in grading sacroiliac radiographs might
be a cause of ‘sacroiliitis’ reported in certain

30



Terzi ve ark
Behcet’s disease and ankylosing spondylitis

Kocaeli Tip Dergisi 2012;1:27-31
Medical Journal of Kocaeli 2012;1:27-31

disease states. Ann Rheum Dis 1987; 46(2):139-
45,

16. Chang HK, Lee DH, Jung SM et al. The
comparison between Behcet’s disease and
spondylarthritides: Does Behcet’s disease belong
to the spondyloarthropathy complex? J Korean
Med Sci 2002. 17 (4): 524-9.

17. Beiran I, Scharf J, Dori D, Miller B. A change in
ocular involvement in a patient suffering from
ankylosing spondylitis and Behcet’s disease. Eur J
Ophtalmol 1995; 5(3):192-4.

18. Yurdakul S, Yazici H, Tuzun Y et al. The
Arthritis of Behcet’s disease: a prospective study.
Ann Rheum Dis 1983,;42:505-15.

19. Kallel MH, Bejai, Fournie B, Fournie A. Behcet
syndrome with ankylosing spondylitis Rev Rhum
(Engl Ed). 1995; 62:295-9.

20. Hamza M, Ayed K, Hamza S. Association
spondylarthrite ankylosante et maladie de Behcet
(4 cas): Etute du systeme Hla (resume). Rev Rhum
Mal Osteoartic 1981,48:6.

31



