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Case report

Lymphosarcomatous arthropathy

V. M. MARTIN, R. M. BENNETT, G. R. V. HUGHES, AND P. J. L. HOLT
From the Department ofMedicine, Royal Postgraduate Medical School, London, W.12

Skeletal involvement in lymphosarcoma is a relatively
common finding, usually caused by metastatic depo-
sits. Primary bone involvement is comparatively
unusual, most reports describing lesions in the proxi-
mal skeleton. We report here a unique case in which
acute and crippling pain commenced simultaneously
in multiple peripheral joints. Radiographs showed
multiple radiolucent areas which biopsy showed to
be due to lymphocytic lymphosarcoma. Extensive
investigations failed to reveal a primary lesion. Low-
dose radiotherapy combined with Vincristine and
prednisone resulted in complete alleviation of pain
and subsequent regression of the radiological changes.
However, over a 6-month follow-up period there has
been a recurrence of lytic bone lesions which have not
so far regressed in spite of a more aggressive cytotoxic
regime.

Case report

A previously healthy 59-year-old woman presented with a
4-week history of pain in the left ankle of acute onset,
shortly followed by pains in the fingers, wrists, elbows, and
sterno-clavicular joints. There was accompanying general
malaise, anorexia, and mental depression. Three weeks
before referral she had developed a nonpuritic rash over
the chest, back, and arms. The symptoms were so severe
that within the course of one week she was reduced from
being an active lively person to a state of bed-ridden
immobility.

Examination
At this time there was marked local tenderness in all joints
of the upper limb with clinical synovitis of all meta-
carpophalangeal joints and periarticular tenderness of
both knees, ankles, tarsal regions, and metatarsophalan-
geal joints. There was a vivid palmar erythema and a raised
marginate annular erythematous rash 2 to 4 cm. in
diameter, over the chest, back, and arms. The liver and
spleen were not palpable and there was no lymph node
enlargement.

Laboratory investigations FIG. 1 Lateral view of left lower tibia, showing areas of
Hb 11 5 g./100 ml.; white blood cells 6,800 cu./mm. with cortical lysis
normal differential count; erythrocyte sedimentation rate
36 mm./hr. (Westergren); normal urea and electrolytes; phosphorus 1 9 mN, alkaline phosphatase 10 K-A. Ltnits,
albumin 2 9 g./100 ml.; electrophoretic strip-raised alpha- cholesterol 159 mg./ 100 ml, urine analysis normal.
2-globulin. Uric acid 4 6 mg./l00 ml, calcium 4-7 mN, Radiographs showed multiple radiolucent areas at the

Accepted for publication August 18, 1972. lower end of the left tibia (Fig. 1) and in the small bones
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FIG. 2 Base of right thumb, showing progression of lytic lesion and regression after treatment

FIG. 3 Base of 5th right metatarsal bone, showing progression of lytic lesion with regression after treatment and new
cortex formation

of the hands (Fig. 2) and feet (Fig. 3), which were reported
as 'an unusual picture for metastatic infiltration but would
do well for cholesterol deposits'.
The lytic lesion at the base of the right (5th) metatarsal

bone (Fig. 3) was 'aspirated' with a Menghini needle which
entered the bone easily. Histological examination revealed
a small piece of bone and a fragment of cellular tissue
composed mainly of small lymphocytes, the appearances
suggesting tumour, possibly lymphocytic lymphosarcoma
(Fig. 4). A biopsy ofthe skin rash showed a similar infiltrate
in the dermis, especially around blood vessels and apocrine
glands (Fig. 5).
A widespread search for a primary lymphosarcoma was

made with complete skeletal survey, barium meal and
follow through, intravenous pyelogram, pelvic lymph-
angiogram, and ear, nose and throat, and gynaecological
examinations, which all gave normal results.

Therapy
The patient was given radiotherapy at low doses to the
affected bones, a total of 400 rads over a 10-day period.

This produced an almost immediate relief of pain, not
only in the area directly irradiated but also in the distant
unirradiated areas (an abscopal effect), and slight improve-
ment in the skin rash.

Subsequent treatment consisted of prednisone 10 mg.
four times a day and Vincristine 1 mg. intravenously at
weekly intervals. On this regime the patient remained well
for 6 months with complete radiological regression of the
bone lesions (Figs 2 and 3).

Course
Quite suddenly the pain recurred in the knees, fingers,
elbows, and paranasal sinuses, associated with a reappear-
ance of the palmar erythema and the skin lesions over the
trunk and arms. Radiographs showed new lytic cortical
lesions in the proximal phalanx of the right index finger
(Fig. 6), both patellae (Fig. 7), and the 1st right metatarsal
(Fig. 8). Marked local tenderness was present at these
sites.

In view of the recurrence a more aggressive cytotoxic

copyright.
 on M

ay 19, 2023 by guest. P
rotected by

http://ard.bm
j.com

/
A

nn R
heum

 D
is: first published as 10.1136/ard.32.2.162 on 1 M

arch 1973. D
ow

nloaded from
 

http://ard.bmj.com/


164 Annals of the Rheumatic Diseases

FIG. 4 Aspirate oflytic
lesion of 5tt right metatar-
sal bone, demonstrating
lymphocyte infiltration with
abnormal cellforms. x 500

FIG. 5 Biopsy of skin
lesion, showing lymphocytic
infiltration in dermal
layers. x 116

FIG. 6 Progressive cortical destruction Ist right finger proximalphalanx

FIG. 7 Tangential view ofpatella, showing cortical destruction

FIG. 8 Radiologicalprogression ofdestructive lesion ofthe right 1st metatarsal bone
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regime was started, consisting of a cyclical course of
Procarbazine, Vincristine, and cyclophosphamide, with
low-dose radiotherapy to the affected areas. Within
3 weeks the skin lesions had completely regressed but the
bone lesions have not changed although the bones and
joints are less painful.

Discussion

The frequency of skeletal involvement in lympho-
sarcoma is probably greater than the reported 8 to
11 per cent depending on how meticulously it is
searched for (Gall and Mallory, 1942; Craver and
Copeland, 1934; Vieta, Friedell, and Craver, 1942;
Hish and Pinkel, 1967; Rosenberg, Diamond,
Jaslowitz, and Craver, 1961; Sugarbaker and Craver,
1940). The most common sites for skeletal lympho-
sarcoma are the bones of the trunk and proximal
extremities (Coles and Schulz, 1948; Johnston and
Liggett, 1964). Lymphosarcoma restricted solely to
bone is very rarely seen (Gould and Main, 1969).
Schick and Ladd (1958) could only find three
previously reported cases in which bone deposits were
the sole lesion at the time of diagnosis: Johnston and
Liggett (1964) reported a case oflymphocytic lympho-
sarcoma with multiple skeletal foci which were
disseminated over a 71-year period without extra
osseous lesion, suggesting multiple sites of origin in
the peripheral skeleton. Hustu and Pinkel (1967)
reported a case in a child presenting with a solitary
tumour of the navicular bone.

The present case appears to be unique in presenting
with lesions which were both peripheral and multiple
at the time of diagnosis. Reports of lymphosarcomas
involving hands and feet are few. Schick and Ladd
(1958) described a case with involvement ofthe hands,
feet, and distal portions of the forearms and lower
legs, and Reboul, Delorme, Bellet, Tessier, Caille,
Grelet, and Lachaise (1969) (in an already known case
of lymphosarcoma) described a series of bony lesions
which were peripheral and multiple; but in both of
these cases the lesions were distributed in time,
occurring during the course ofthe disease rather than
at the onset. The bone lesions in our case were also
unusual, in that they predominantly involved the
cortical bone. They were initially highly radiosensitive
with rapid recalcification of all lesions after initial
treatment (Figs 2 and 3).
The rheumatic manifestations of lymphoma have

been reviewed by Hench, Mayne, Kiely, and
Dockerty (1962). Bone pain is the commonest
symptom of osseous involvement in lymphosarcoma
(Coles and Schulz, 1948; Craver and Copeland, 1934;
Johnston and Liggett, 1964) and has been the main
problem in this case, subsequent to the initial
synovitis. The abscopal effect oflocal low-dose radio-
therapy is a characteristic of lymphomas and in this
case the relief of bone pain in unirradiated areas was
dramatic.

The help of the Department of Radiology and Morbid
Anatomy and the generous support of The Arthritis and
Rheumatism Council for Research are acknowledged.
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