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Received 17/08/2014 | A patient reported with firm swelling in maxillary anterior region. Patient also had history of trauma
in same region around 10-15 years back. Radiographs revealed well defined periapical radiolucency
Accepted 12/09/2014 | at the apical region of maxillary central incisors and were diagnosed as radicular cyst secondary to
trauma; but histopathology reports revealed it to be monostotic fibrous dysplasia.

INTRODUCTION

Fibrous dysplasia (FD) is a benign disease of bone
that was originally described by Lichtenstein more than
sixty years ago. FD is a developmental dysplastic disorder
of bone in which the normal bone matrix is replaced by
fibroblastic proliferation.

Lesions contain irregular trabeculae of partially
calcified osteoid. Some believe that the immature woven
bone is formed directly from abnormal fibrous connective
tissue that is unable to form mature lamellar bone, hence
the term dysplasia.'lts etiology has been linked with a
mutation in the Gs a gene that is located at chromosome
20013.2-13.3. The mutation was first identified in patients
with  McCuneAlbright syndrome but was later
demonstrated in the lesions of patients suffering from
either monostotic or polyostotic FD. All cells that arise
from the mutated cells manifest the dysplastic features [1].

CASE REPORT

A patient reported to the outpatient department
with the chief complaint of pain & swelling in the upper
front region of her face since the past 2months (Figure 1).
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Patient  first had history of trauma in childhood but did
not have any fracture or avulsion of tooth at that time.
Patient now mentions that her teeth have shifted close
together since 15 days. Extra oral examination revealed a
slight swelling in the anterior upper jaw region: lips were
found to be competent.

On intra oral examination, a swelling seen
extending in maxillary anterior labial vestibule extending
mesiodistally from canine on left side to canine on right
side and superoinferiorly from marginal gingiva through
the entire labial vestibule.

The overlying mucosa appears slightly stretched.
The mucosa shows no erythema, ulceration or sinus tract
associated with the area of chief complaint. (Figure 2) On
palpation, inspectory findings were confirmed. The
swelling was approximately 3cmX4cm, roughly oval in
shape. The swelling was firm to hard in consistency. The
surface of the swelling was smooth with no fluctuation
noted (Figure 2). On basis of history recording and clinical
findings a provisional diagnosis of Radicular cyst
secondary to trauma with 11, 21 were given.
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Radiographic study included intra oral periapical
radiograph with 11, 21 and maxillary occlusal radiography
and a OPG was taken. (Figure 3, 4, 5). An ill-defined
radiolucency at the apical third region of 11 and 21
extending into the floor of nasal cavity was seen. It was
associated with displacement of roots of 11 and 21.

Based on clinical and radiographic findings a
diagnosis of radicular cyst secondary to trauma was given.
After surgical excision of the lesion, specimen was
obtained which was sent for histopatholgic evaluation. The
specimen was round to oval in shape, whitish in color
measuring about 3 by 2.5 by 2 cm. It was firm in
consistency .The surface was smooth with irregularity at
one end, and the cut surface was smooth (Figure 6).

Figure 1. Swelling seen in relation to front of upper jaw

Figure 3. IOPA showing radiolucency

Figure 5. Radiolucency extending till the floor of the
nasal cavity
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Low power view shows fibro-cellular connective
tissue stroma with areas of bone deposition & focal
distribution of giant cells can be appreciated throughout the
stroma (Figure 7).

High power view of bone deposition. Showing
woven type of bone with large osteocytic spaces, Scattered,
irregularly shaped trabeculae of woven bone are seen
throughout the stroma. The trabeculae tend to be delicate
and curvilinear and have been likened to Chinese script-
writing. Osteoblastic rimming is seen along the borders of
bone formation (Figure 8).

Based on histopathology findings, final diagnosis
of fibrous dysplasia of monostotic type was made.

Figure 2. Intra oral picture showing swelling in anterior

region of upper jaw

Figure 6. Gross specimen showing smooth surface

Figure 8. Scattered, irregularly shaped trabeculae of

woven bone seen
S
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DISCUSSION

Fibrous dysplasia is a perplexing disease of bone,
of unknown etiology, uncertain pathogenesis and diverse
histology. It is often described as a hamartomatous
malformation characterized by idiopathic arrest in the
normal maturation of bone in the woven bone stage,
interspersed with abnormal proliferation of fibrous
connective tissue containing varying amounts of osteoid
and osseous structures of presumably metaplastic nature

[2].

There are two primary categories of the disease:
monostotic fibrous dysplasia that involves only one bone
and polyostotic fibrous dysplasia, which involves several
bones. Jaffe—Lichtenstein syndrome is a variant of
polyostotic ~ fibrous  dysplasia  with  café-au-lait
pigmentation of the skin. A more severe form of the
polyostotic form of fibrous dysplasia accompanied by
endocrine disturbances of varying types in addition to skin
pigmentation is called the McCune—Albright syndrome.

Monostotic fibrous dysplasia accounts to 80-85%
of all fibrous dysplasias and jaws are most commonly
affected sites. Monostotic fibrous dysplasia may occur
atany age, but are most common in children and young
adults [3].

FD usually presents with bone pains, deformities,
recurrent pathological fractures of the affected site and
sometimes associated with endocrine hyperfunction' There
is no gender predilection for FD but it is more common in
children and adolescents as compared to adults and older
patients [4]. It has now become evident that fibrous
dysplasia is a genetic disease caused by somatic activating
mutation of the Gsa subunit of G protein-coupled receptor
resulting in upregulation of cCAMP. This leads to defects in
differentiation of osteoblasts with subsequent production of
abnormal bone in an abundant fibrous stroma. In addition
there is an increased production of IL-6 by mutated stromal
fibrous dysplastic cells that induce osteoclastic bone
resorption [5].

Most common clinical presentation is a painless
swelling of the affected area. The maxilla is more
commonly involved than mandible. Teeth involved within
the lesion may be firm but may be displaced by the bony
mass. Involvement of mandible may result in expansion of
buccal and lingual cortical plates and displacement of
inferior alveolar canal is also seen. When maxilla is
involved displacement of sinus floor is seen. Imaging
modalities show increase density of base of the skull and is
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