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Abstract

Aneurysmal bone cyst (ABC) is a very rare benign osteolytic bone tumor representing less than 2% of all bone tumors and 5 to 6% of benign
bone tumors. Atypical or unusual variants of ABC group together unusual clinical presentations, unusual complication, rare locations, and unusual
age of occurrence, representing a real diagnostic challenge for clinicians. From all so-called unusual variants of ABC, multifocal one is particularly
exceptional with only seven cases described metachronously in the world literature. We report the original case of a bifocal synchronous poly-ostotic
and locally aggressive ABC involving the right ilium and the left superior pubic ramus in 19-year-old Tunisian man.
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Introduction

Aneurysmal bone cyst (ABC) was described for the first time
by Jaffe and Lichtenstein in 1942 as a particular variant of solitary
unicameral bone cyst [1]. It is currently defined by the World
Health Organization’s histologic classification of bone tumors as
“expansive and osteolytic benign bone tumor consisting of blood-
filled cavities lined by connective tissue septa” [2]. ABC is very rare
representing only 1-2% of all bone tumors and 5-6% of benign
bone tumors [3]. This tumor can occur at any age but remains
particularly frequent in children and adolescents with a maximum
incidence before the age of 20 years [3,4]. Likewise, all bones can
be affected by this tumor; the long bones are the most frequently
involved [3,4]. Classically this bone pseudotumor is unique [2-4]
but can exceptionally be multiple [5], recurrent [6], or with distant
metatstases [7] posing a real diagnostic challenge for clinicians
[5-7]. From the so-called “atypical” or “unusual” variants of ABC,
multifocal presentation is exceptional with only few sporadic cases
reported in the medical literature [5,6,8]. We report the original
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case of a bifocal, synchronous, and locally aggressive ABC in a
19-year-old Tunisian man.

Case report

A 19-year-old patient, without pathological medical history,
consulted our department for pain and progressive swelling in the
fold of the left groin, worsening progressively over the past two
months.

The
mobilization of the left leg and hip, and a mass in the fold of the

somatic examination noted left limping, pain in
left groin. This swelling was 5cm long, solid, and sensitive. No other
anomalies were noted. Basic biological tests were within normal
limits, particularly total blood count, erythrocyte sedimentation
rate, C-reactive protein, serum calcium, phosphoremia, alkaline
phosphatase, lactate dehydrogenase, creatinine, muscle enzymes,
and electrophoresis of serum proteins.
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Plain radiographs of the pelvis demonstrated important destroying the whole of the left superior pubic ramus and invading
osteolysis with complete disappearance of the left superior the soft parts of the left groin (Figure 3). This tumor was associated
pubic ramus (Figure 1). Soft tissue ultrasound demonstrated to a second osteolytic, blowing, and multi-septate lesion of the
heterogeneous, multiloculated, and predominantly fluid mass posterior part of the right iliac wing which was not visible on
in the fold of the left groin (Figure 2). Pelvic CT scan objectified standard radiography (Figure 4).

a voluminous, poorly limited, and aggressive expansive process
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Figure1: Anteroposterior view of X-ray of the pelvis: complete disappearance of the left superior pubic ramus.
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Figure2: Soft tissue ultrasound: heterogeneous, multi-partitioned, and predominantly fluid mass in the fold of the left groin.
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Figure3: Axial pelvic CT without injection: voluminous and aggressive expansive process destroying the whole of the left superior pubic ramus.
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Figure4: Axial pelvic CT without injection: osteolytic, blowing, multi-septate lesion of the posterior part of the right iliac wing (second location).
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The patient was operated with the preoperative diagnosis of
Ewing sacroma. He had a total excision of the two tumors with
reconstruction of the acetabulum. The anatomopathological study
concluded with an ABC with double localization (ilium and pubis).
The post-operative follow-ups were simple with a good subsequent

clinical and radiological outcome.

Discussion

Atypical and unusual variants of ABC group together unusual
clinical presentations (solid ABC, bifocal ABC, multiple ABC,
and extraosseous or soft tissue ABC), unusual complications
(pathological fractures), rare locations, and the occurrence at
an unusual age [9-11]. These forms are rare and represent a real
diagnostic challenge for clinicians [9-11]. Multifocal variant of
ABC is particularly exceptional, and since its initial description by
Sundaram M et al in 1997 [12], only a few sporadic cases have been
reported in the world literature [5,6,8,13-15]. Indeed, the systemic
review of English literature made in 2020 by Angelini A et al, found
only seven cases of multifocal ABC [8]. There are two types of
multifocal ABC: mono-ostotic multifocal ABC when multiple cystic
tumors occur in the same bone and poly-ostotic multifocal ABC
when multiple lesions occur in multiple bones [8,15].

This variant seems to be particularly frequent in male patients

(5 patients/7 in Angelini A et al’s review), and the most reported
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sites are the femur and the tibia [8]. No case of multifocal ABC of
pelvic bones was found.The multifocal forms of ABC are in the
majority of cases described metachronously [5,6,8,13-15], the
synchronous occurrence in the same patient is exceptional. Only
one case of two separate synchronous ABC of the humerus was
found in Mohaidat ZM et al series [9]. These multifocal and locally
aggressive forms pose the problem of differential diagnosis with
malignant bone tumors (cancers and metastases), particularly that
the malignant transformation of ABC into osteosarcoma has been
reported [7]. The standard treatment for these tumors is surgery
[5,6,11,12]. Recently, biotherapy with Denosumab seems to be
promising for the multifocal and recurrent forms of ABC [16]. Our
observation is distinguished by the synchronous occurrence and
the unusual localization in the pelvic bones (ilium and superior

pubic ramus).

Conclusion

Multifocal aneurysmal bone cyst is an exceptional unusual
variant of this osteolytic benign bone tumor with only seven
sporadic cases previously reported in the literature. Our observation
is distinguished by the synchronous occurrence, the poly-ostotic
involvement, and the unusual localization in the pelvic bones (ilium
and pubis). As rare as it is, this atypical clinical presentation of ABC

deserves to be known by health practitioners.
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