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Extraskeletal osteosarcoma arising in the buttock
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ABSTRACT

Extraskeletal osteosarcoma is a rare sarcoma that accounts for about 1 % of malig-
nant soft tissue tumours. We report an very unusual case of a small-size extraskeletal
osteosarcoma arising in the superficial subcutaneous region of the buttock. The
patient was a 55 year-old female. She incidentally noticed a small nodule in the right
trochanteric region. It was removed under local anesthesia at a private clinic. An
additional wide excision was performed at our hospital. There was an 8 mm? 10 mm
mass in the subcutaneous tissue. No invasion of the underlying fascia was observed.
Microscopic examination of the removed tumour showed bizarre-looking spindle
and giant cells with lace-like osteoid. The tumour was diagnosed as extraskeletal
osteosarcoma. Chemotherapy with Rosen T-20 was administered to the patient. The
patient has survived without recurrence or metastasis for 4 years since the primary
surgery. Its superficial location, very small size, wide excision, and chemotherapy
were thought to contribute to her long survival.

INTRODUCTION

Extraskeletal osteosarcoma (ESOS) is a rare sarcoma that accounts for about 1 % of
malignant soft tissue tumours [12]. Since first described by Wilson [20] in 1941,
approximately 300 cases of ESOS have been reported [1 16, 18 20]. To satisfy the
definition of ESOS, the tumour must (1) arise in the soft tissue?and?not be attached
to bone or periosteum, (2) have a uniform sarcomatous?pattern, (3) produce osteoid
and/or cartilage matrix [20]. We report a very unusual case of an extremely small
extraskeletal osteosarcoma arising in the superficial subcutaneous region of the but-
tock.

Case Report

The patient was a 55 year-old female. In September 1997, because she incidentally
noticed a small nodule in the right trochanteric region when she scratched this area.
It was removed under local anesthesia at a private clinic. The surgical record
described that, macroscopically, an encapsulated bean-sized tumour was located in
the subcutaneous region of the buttock. She was referred to our clinic because of the
suspicion of sarcoma. The physical examination revealed no contributory factors.
The laboratory data were normal. The plain radiography, computed tomography, and
bone scintigraphy demonstrated no abnormalities. An additional wide excision was
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performed. There was an 8 mm?1 cm mass in the subcutaneous tissue (Fig.1 ). No
invasion of the underlying fascia was observed. Microscopic examination of the ini-
tially removed tumour showed anaplastic ovoid or spindle-shaped cells with massive
osteoid in the fatty tissue. Giant cells were found around the osteoid. The widely
excised remaining tumour had more bizarre-looking cells with atypical mitosis and
lace-like osteoid (Fig. 2A,B,C). The tumour was diagnosed as ESOS. Chemotherapy
with Rosen T-20 [17] was administered to the patient. The patient has survived with-
out recurrence or metastasis of the tumor for 4 years since the primary surgery. 

DISCUSSION

Unlike primary osteosarcoma, which commonly develops before the age of twenty-
five years, ESOSs are rarely encountered in patients under 40 years of age [8]. In
Allan and Soule’s series the mean age was 47.5 years [1]. Lee JS et al reported 40
patients of ESOS, most of whom presented in the sixth and seventh decades of life
(mean age, 50.7 years). The lower limbs most commonly were involved (68%), usu-
ally the thigh and buttock regions [12]. Most were deep-seated and were firmly
attached to the fascia but occasionally they were freely movable and confined to the
subcutis or dermis [6, 13]. The size of reported ESOSs ranged from 1.5 to 30 cm

Fig. 1. Gross photograph of a section of the removed tumour (arrow) and the surrounding subcutaneous fatty tissue.
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[4,9]. We recognized this case as a very unique one because of its localization and its
extremely small size. 

Mechanical injury has been considered as a causative agent [8]. As with other
neoplasms, the etiology is difficult to determine. Allan and Soule reported a history
of trauma in eight of their 26 cases [1]. ESOSs have been reported to have occurred
in previously irradiated areas [2,3]. Lidang et al. also reported that two patients with
superficial ESOSs previously received radiation in the same area[13]. There was no
evidence of previous trauma or irradiation in the present case. Judging from its

Fig. 2A. Photomicrograph demonstrating lace-like osteoid in the tumour.
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superficial location at the buttock, repetitive microtrauma is thought to be one of the
causative factors. 

The prognosis of ESOS is very poor. Lee et al analyzed 40 ESOSs and concluded
that ESOS is a high-grade malignant tumour with a 5-year survival rate of 37%.
Multiple local recurrences (45%) were a feature of this tumour. All recurrences
occurred within 3 years and distant metastasis (65%) was also common, occurring
usually in the lungs (81%) [12]. In another series of 65 patients, 40 (61.5%) had died
of the tumour, 36 of recurrent or metastatic disease [8]. The present case underwent
an additional wide excision followed by chemotherapy and has been disease-free for
4 years since the primary surgery. Its superficial location, extremely small size, wide
excision and chemotherapy were thought to contribute to her long survival.
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