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ABSTRACT

Introduction: Aneurysmal bone cyst (ABC) is an intraosseous
expansile osteolytic benign lesion of bone that contains blood-
filled cystic spaces. The etiology and etiopathogenesis are
unknown. It is less common in the skull bones. The skull bone
lesion commonly involves the mandible with three times greater
frequency than that of maxilla. The disease is most frequent in
adolescents with a slight female predominance. Clinical presen-
tation is of a progressively rapid growth pattern characterized
by expansion of involved bone and deformity.

Case report: Herein, we have presented a case of ABC of a
20-year-old Bengali male patient with an ABC located at right
angle of the mandible. Cone-beam computed tomography
revealed multilocular radiolucency in the right side of the angle
and body of the mandible. Incisional biopsy was carried out,
which confirmed the diagnosis of ABC.

Conclusion: The purpose of this study was to evaluate the
history, etiology, clinical features, and review of literature of
this age-old disease entity with very many gray areas, which is
being long debated.
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INTRODUCTION

Aneurysmal bone cyst (ABC) is a benign osteolytic
expansile lesion of bones characterized by intraosse-
ous blood-filled spaces with fibroblastic tissue stroma
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containing multinucleated giant cells and reactive woven
bone. Aneurysmal bone cysts are not frequent in the jaws;
more than 50% occur in the long bones and 20% in the
vertebrae. Aneurysmal bone cyst is only 1.5% of all the
nonodontogenic, nonepithelial cysts of the mandible. It
involves the mandible more frequently than the maxilla
(3:1). Aneurysmal bone cyst commonly affects young
persons, especially adolescents with a slight female
predilection. Three main types of ABC described in the
literature are the conventional or vascular type, the solid
type, and the mixed type. The conventional type repre-
sents 95% of all the ABCs, while the solid type comprises
the rest 5%. The mixed variant shows characters of both
the vascular and the solid types.! It is thought by some
researchers to be a transitory phase of the former two
variants of the lesion caused likely by certain activation
of stable solid lesion. The conventional type is a rapidly
growing, progressively expansile, destructive lesion
causing cortical perforation and soft tissue involvement.
The solid type is asymptomatic, may be noticed inciden-
tally as radiolucency on a routine radiograph.?

CASE REPORT

A 20-year-old young male patient reported to the out-
patient department of Dr. R. Ahmed Dental College &
Hospital with an asymptomatic swelling on the right side
of lower jaw over a period of 2 years, with a growth spurt
in the last 2 months. He had undergone extraction of the
right lower third molar just before the beginning of clini-
cal symptoms. Family history was insignificant, and the
onset was insidious without any history of trauma. The
lesion caused facial asymmetry. Extraoral examination
revealed diffuse swelling on right side of the body and
angle of the mandible. The lesion was extending antero-
posteriorly from the premolar region to right angle of the
mandible measuring approximately 3 x 2 cm. The swell-
ing was firm in consistency and its border was diffuse.
Onintraoral examination, a diffuse swelling in the buccal
vestibule opposite to right molar segment of lower jaw
was seen. On intraoral palpation, the lesion extended
from concerned premolar region to the retromolar area
with expansion of both the cortical plates. The regional
second molar was pushed and displaced to the lingual
area as shown in the photograph. Panoramic radiograph
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Fig. 1: Panoramic radiograph demonstrating multilocular radiolucent
lesion involving body and ramus region of right mandible

revealed a multilocular radiolucency occupying the right
side of the ramus of the mandible almost in totality,
extending up to permanent lower right second molar in
the body of the mandible (Fig. 1). Right molar and pre-
molar teeth tested positive in the vitality test. Cone-beam
computed tomography revealed large destructive lesion
as radiolucency measuring about 4 x 3 cm involving the
right ramus of the mandible almost in its entirety as well
as the angle and the body of the mandible extending up
to right lower second premolar. The linguoverted right
lower permanent second molar was noteworthy. Blood
tinged fluid was expressed out on aspiration.

Histopathological examination revealed multiple
cyst-like blood-filled spaces separated by connective
tissue stroma with trabeculae or osteoid and clusters
of osteoclastic giant cell. The blood-filled spaces were
devoid of epithelial lining and variable in size. Variable
amount of hemosiderin was present in some areas
(Fig. 2). The present case was consistent with the classic
or vascular form described in the literature. Areas with
osteoblastic differentiation and calcifying fibromyxoid
were also present.

Flg 2: Tissue section stalned with hematoxylln and eosin showmg
fibrous connective tissue with sinusoidal blood-filled spaces

The etiology of the ABC is obscure. Aneurysm means
dilatation of the vessels, but herein expansion of marrow
spaces along with that of bone (cortical plates) takes
place, which is regarded as the “blow-out effect.” So the
nomenclature in usage is sort of a misnomer. There are
many theories that attempt to explain its origin and clas-
sify these cysts as primary or secondary lesions. Many
researchers believe the development of ABC mostly
depends on high venous pressure and high marrow
content of bone. Because of low venous pressure in the
marrow of skull bones, it rarely occurs therein. The lesion
is commonly found at the molar-ramus region of the
mandible. Many researchers considered these cysts as
congenital primary lesions that may coexist with other
osseous pathologies. Jaffe and Lichenstein proposed
that alteration of local hemodynamics due to increased
venous pressure results in resorption of bone; connec-
tive tissue replacement and osteoid formation might
form these lesions.? History of trauma and subperiosteal
hematoma formation might also be related to the devel-
opment of ABC, but many cases have been described
without any history of trauma,* like ours. Another
pathological mechanism could be the bone trauma that
may facilitate this hemodynamic alterations.” Even tooth
extraction might cause trauma to the existing lesion. Due
to the resultant change in hemodynamics, the existing
lesion has shown aggressive rapid growth, as in the
presented case. Many authors consider that ABCs are
secondary lesions related to degeneration of a preexist-
ing bone lesion or coexist with them, such as the central
giant cell granuloma, fibrous dysplasia, osteoblastoma,
or ossifying and cementifying fibromas. However, this
hypothesis has not been in conformity with the his-
topathological findings.® Clinical presentations are of
variable nature. It ranges from a small asymptomatic
one to rapidly growing expansile lesion causing pain.
Facial deformity, neuralgic pain, pathological fracture,
and perforation of cortical bone may also be present.”

This presented case showed intraoral lobulated
growth with ulceration. The radiological features are
also variable with different radiodensities showing
multilocular radiolucency with well-corticated border
resembling a honeycomb, soap bubble, or even unilocu-
lar. Destruction and perforation of the cortex with peri-
osteal reaction have been reported in the literature but
was not present in our case. Diagnosis is based mainly on
both the radiological and histopathological evaluations.
Only radiographic examination is sometimes mislead-
ing due to the proximity in radiographic appearances of
lesions like ameloblastoma, myxoma, central giant cell
granuloma, odontogenic cysts, or central hemangiomas
of bone.®
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Chromosomal anomalies having a role in ABC and
cases of familial incidence have been reported in the lit-
erature. As the, etiology of ABC is obscure, based on the
previous reports, the role of genetics in the development
of ABC was also palpated.’ The association of ABC with
t(16;17)(q22;p13) has been reported. Recently, gene rear-
rangements of the USP6 gene on chromosome 17 and/
or the CDH11 gene on chromosome 16 have been shown
to be involved in ABC. However, the recent identifica-
tion of recurrent chromosomal abnormalities indicated
that the lesion might result from an arrest of maturation
of the osteoblasts caused by USP6 overexpression and

dysregulation of autocrine bone morphogenetic protein.'’

MANAGEMENT AND PROGNOSIS

Treatment of the lesion is intralesional curettage or
enucleation in usual cases. In the surgical intervention
procedure, cryosurgery has also been applied. Rare
cases demand more extensive surgical resection or other
adjuvant therapy. Reoccurrence rate is 20 to 30% in
different studies, and most frequently occur during the
first year after surgical exploration, usually when subtotal
in nature.

CONCLUSION

Even almost 125 years after the first mention of this
kind of lesion and 75 years after referring to it as such,
its etiopathology is still obscure and its nomenclature
borders misnomering. This is because of the varied
etiology, clinical presentation, radiological features, and
histopathological presentation. A consensus about confir-
matory diagnosis is found wanting most of the times. In
the present case, the external appearance does not fully
reveal the actual aggression of the lesion, emphasizing

the need for clinical presentation, radiological features,
as well as histopathological analysis for confirmatory
diagnosis.

REFERENCES

1. Kiattavorncharoen S, Joos U, Brinkschmidt C, Werkmeister R.
Aneurysmal bone cyst of the mandible: a case report. Int
J Oral Maxillofac Surg 2003 Aug;32(4):419-422.

2. Pelo S, Gasparini G, Boniello R, Moro A, Amoroso PF.
Aneurysmal bone cyst located in the mandibular condyle.
Head Face Med 2009 Feb;5:8.

3. Simsek HO, Yildirim D, Gormez O, Yuce E, Kapucuoglu FN.
Aneurysmal bone cyst of the mandible: Report of a case
with a review of the literature. ] Oral Maxillofac Radiol 2014
May;2(2):64.

4. Tillman BP, Dahlin DC, Lipscomb PR, Stewart JR. Aneurysmal
bone cyst: an analysis of ninety-five cases. Mayo Clin Proc
1968 Jul;43(7):478-495.

5. Struthers PJ, Shear M. Aneurysmal bone cyst of the jaws. (I).
Clinicopathological features. Int ] Oral Surg 1984 Apr;13(2):85-91.

6. Rapidis AD, Vallianatou D, Apostolidis C, Lagogiannis G.
Large lytic lesion of the ascending ramus, the condyle, and the
infratemporal region. ] Oral Maxillofac Surg 2004 Aug;62(8):
996-1001.

7. Kalantar Motamedi MH. Aneurysmal bone cysts of the jaws:
clinicopathological features, radiographic evaluation and
treatment analysis of 17 cases. ] Craniomaxillofac Surg 1998
Feb;26(1):56-62.

8. Karabouta I, Tsodoulos S, Trigonidis G. Extensive aneurysmal
bone cyst of the mandible: surgical resection and immediate
reconstruction. A case report. Oral Surg Oral Med Oral Pathol
1991 Feb;71(2):148-150.

9. Capote-Moreno A, Acero J, Garcia-RecueroI, Ruiz J, Serrano R,
de Paz V. Giant aneurysmal bone cyst of the mandible with
unusual presentation. Med Oral Patol Oral Cir Bucal 2009
Mar;14(3):E137-E140.

10. Liu S, Jassim A, Bleeker ], Chen F, Kolanuvada B, Rong R,
Liu W. Histopathological Features of Aneurysmal Bone Cyst of
the Temporal Bone—A Case Report and Review of Literature.
North Am ] Med Sci 2015 Jan;8(1).

100



