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Dactylitis with Pitting Oedema of the Hand
in Longstanding Ankylosing Spondylitis
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Summary The case of a patient with seronegative spondyloarthropathy show-
ing oligoarthritis of the hand together with large pitting oedema is reported. Un-
like the patients with late onset peripheral spondyloarthropathy described by Du-
bost and Sauvezie who show minimal involvement ofthe axial skeleton, the patìent
has been sufTering from AS for about twenty years.
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In 1989 Dubost and Sauvezie reported lO cases of a
late onset B27-associated disease characterized by oli-
goarthritis with large pitting oedema of the Iower limbs
and minimal involvement of the axial skeleton (1). Two
more cases were reported by us in 1993 (2).

We have recently seen a patient suffering from long-
standing ankylosing spondylitis (AS) showing oligoar-
thritis of the hand together with large pitting oedema
which we wish to describe briefly here.

CASEREPORT

A 55-year-old man presented to our Rheumatic Dis-
ease Unit in November 1991 with a month's history of
pain and swelling in his right hand.

His medicaI history revealed that he had been suffer-
ing from cervical and lumbar inflammatory pain and de-
creasing range of movement for twenty years and that
he had developed an episode of severe Achilles tendini-
tis seven years before. He denied having ever had diar-
rhoea or abdominal pain. His family history was nega-
tive for seronegative spondyloarthrapathy (SpA), pso-
riasis or intlammatory bowel disease.

Physical examination revealed synovitis with large pit-
ting oedema of the dorsum together with daetylitis of the
fifth finger of his right hand. There was a severe restric-
tion of movement of the cervical spine and the right hip.
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Lumbar spine flexion was moderateIy restricted (modi-
fied Schòber test 3 cm) and chest expansion was 2.5 cm.

Laboratory evaluation showed erythrocyte sedimen-
tation rate (ESR) (Westergren) of 81 mm/Ist hr., C-re-
active protein (CRP) 7.1 mg/dl (normal < 0.5), o.l-acid-
glycoprotein 174 mg!dL (nv 50-140). Tests for the anti-
nuclear antibodies and the rheumatoid factor were neg-
ative. HLA typing showed A2, B13 and B35 antigens.

An anteroposterior view of the pelvislrevealed anky-
losis of the right sacroiliac joint and grade 3 sacroiliitis
of the left joint, sclerosis of the symphysis pubis, bone
proliferation at the isehial tuberosities, the iliac crest and
the femoral troehanters together with sclerosis, narrow-
ing, central migration and osteophytes of tbe right hip
(Figures l and 2). Spine radiographs showed squaring
of the vertebral bodies, syndesmophytes, and apophy-
seal joint sclerosis and ankylosis (Figure 3). Radiographs
of this had showed only soft tissue swelling. Foot films
were normal.

Twenty mg of methylprednisolone aceìate were inject-
ed into the synovial sheaths of the flexor tendon of the
right fifth finger. At the following visit, four weeks later,
symptoms in the right hand were absent and have not re-
appeared so far. Lymphography was not performed. In
January 1992 ESR was 61 mm/Ist hr., CRP 4.1 mg!dL,
and a I-acid-glycoprotein 153 mg/dL. I

DISCUSSION

Our patient met the New York criteri a for AS (3) and
had typical radiologic findings of hip involvement (4,5).
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Fig. 1: Anteroposterior view of the pelvis showing bilateral sacroiliitis, sclerosis of the symphysis publis, bone excrescences at the ischial tuber-
osites, the iliac crest and the trochanters together with sclerosis, narrowing, centrai migration and osteophytosis of the right hip.

Other typical manifestations of SpA were Achilles ten-
dinitis and "sausa-1ike" finger.

The synovitis of the hand with the large pitting oede-
ma of the dorsum which occurred simultaneously with
dactylitis resembled that of the late onset peripheral
spondyloarthropathy described first by Dubost and Sau-
vezie (1). Unlike our patient who has been suffering from
AS for about twenty years, patients with this syndrome
have only a minimal involvement of the axial skeleton.
Recently, Dubost and Sauvezie observed peripheral oli-
goarthritis with pitting oedema also in patients with late
onset AS (6). Although the involvement of the lower
limbs is more frequent, oligoarthritis together with pit-
ting oedema of the upper limb has alsa been reported

(1,6). Oligoarthritis with pitting oedema is u ually of sev-
eral months duration. One of our two patients with oli-
goarthritis with pitting oedema had a short duration sim-
ilar to that af the present case (2).

Other causes of synovitis of the hand with pitting oede-
ma, such as the remitting seronegative symmetrical syn-
ovitis with pitting oedema (RS3PE) syndrome reported
by McCarty et al. (7,9) may easily be excluded. Although
cases with unilateral involvement have been reported
(10,11), symmetry prevails in the RS3PE syndrome (7,9).

Our report suggests that synovitis with pltting oede-
ma may alsa occur in patients with a longstanding and
severe AS.
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Fig. 2: Anteroposterior view of the sacroiliac joints showing ankylosis of the right sacroiliac joint and grade 3 sacroiliitis 'of the left one .
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Fig. 3: Lateral view of the cervical spine showing vertebral body squaring, syndesmophytes, apophyseal joint sclerosis, narrowing and ankylosis.



--------1
704 I. Olivieri,A. Padula, L. Favara et al.

REFERENCES

1. Dubost, J.J., Sauvezie, B. Late onset peripheral spondyloarthr-
opathy. J Rheumatol1989, 16, 1214-1217.

2. Olìvieri, L, Oranges, O.S., Sconosciuto, E, Padula, A., Ruju, O.P.,
Pasero, O. Late onset peripheral seronegative spondyloarthrop-
athy: report of two additional cases. J Rheumatol 1993, 20, 390-
393.

3. Bennett, P.R., Wood, P.H.N. Population Studies of the Rheumat-
ic Diseases. Proceedings of the Third International Symposium.
Amsterdam: Excerpta Medica Foundation, 1968,456-457.

4. Marks, J.S., Hardinge, K Clinical and radiographic features of
spondylitic hip disease. Ann Rheum Dis 1979,38,332-336.

5. Dwosh, I.L., Resnick, D., Becher, M.A. Hip involvement in anky-
losing spondylitis. Arthritis Rheum 1976, 19,683-692.

6. Dubost, J.J., Ristori, J.M., Zmantar, Ch., Sauvezie, E. Rhumatis-
mes séronegatifs à début tardif. Fréquence et atypies des spondy-
Iarthropathies. Rev Rhum Mal Osteoartic 1991,58,577-584.

7. McCarty, D.J., O'Duffy, J.D., Pearson, L., Hunter, J.E. Remit-
ting seronegative symmetrical synovitis with pitting edema. RS3PE
syndrome. JAMA 1985, 254, 2763-2767.

8. Russell, E.B., Hunter, J.B., Pearson, L., McCarty, D.J. Remit-
ting, seronegative, symmetrical synovitis with pitting edema: 13
additional cases. J Rheumatol1990, 17, 633-639.

9. Chaouat, D., Le Pare, J.M. The syndrome of seronegative sym-
metrical synovitis with pitting edema (RS3PE syndrome): a unique
form of arthritis in the elderly? Report of 4 additional cases. J
Rheumatol1989, 16, 1211-1213.

lO. Pariser, K.M., Canoso, J.J. Remitting seronegative (a)symmetri-
cal synovitis with pitting edema. 1Wocases of RS3PE syndrome. J
Rheumatol1991, 18, 1260-1262.

11. Olivieri, L, Padula, A., Favaro, L., Oranges, O.S., Ferri, S. RS3PE
syndrome with unilateral involvement. J Rheumatol1994, 21, 372.

\

Received: 18 July 1994.
Revision-accepted: 16 March 1995.
Correspondence to: DI. IONAZIO OLIVIERI,
Servizio di Reumatologia, Policlinico S. Orsola-Malpighi, Via Mas-
sarenti 9, 40138 Bologna, ITALY. I


