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ABSTRACT

Background: Fibrous dysplasia is a benign self- limiting non-encapsulated bone tumor usually affecting the long
bones and craniofacial skeleton. It is characterized by replacement of normal medullary bone by cellular fibrous
tissues .There is arrest of bone development in the woven stage with failure to mature into lamellar bone. Thus,
bone is structurally inadequate with decreased mechanical quality hence prone to fracture. In the weight bearing
bones the main concern is pathologic fractures. However, in the craniofacial skeleton it is the gross asymmetry
and disfigurement of the face which is of primary concern to the patient and challenging to the operating
surgeon. In this case a debulking procedure with surgical recontouring of zygoma and maxilla was done to create

a facial balance.
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INTRODUCTION

The onset of fibrous dysplasia occurs in the
1st/2nd decade of lifel'] Mono-ostotic variety is 80%
more common than polyostotic. In the craniofacial
region fibrous dysplasias are more commonly found
in the maxilla than mandiblel?. Maxillary lesions
may extend to the zygoma. maxillary sinus, floor of
the orbit such lesions are typically called
craniofacial fibrous dysplasias3l.Proposed
pathogenesis is a mutant gene which is a cell
surface protein that codes for Gs alpha on
chromosome 20[4-Another hypothesis suggests that
it is a focal bone expression of a complicated
endocrine  disturbancel®l.Diagnostic aids like
CT,MRI, CBCT, bone scan, bone biopsy along with
routine radiographs are useful for diagnosis and
treatment planning .Classic presentation is a
Ground Glass appearance, important fact is that it
blends imperceptibly into the surrounding normal
bone without a  circumscribed borderl2l.
Histologically, fibrous dysplasia shows fibroblastic

tissue with rich cellular whorled pattern with little
bone which typically presents as a Chinese
Character

CASE HISTORY

A twenty-two-year-old girl reported to the
department of oral and maxillofacial surgery with
the concern of facial asymmetry and desired
cosmetic correction of the same. History revealed
that mild asymmetry was noticed by the parents
when the patient was about 6yrs of age and it
progressed later, they also noticed an accelerated
asymmetry around 11 to 15 yrs of age after which it
was static. Since the patient was to get married she
wanted a cosmetic correction. On extra oral
examination there was an obvious facial asymmetry
with hardy bony swelling over the right maxilla and
zygoma. Inta-orally there was buccal expansion
with obliteration of buccal sulcus, overlying mucosa
was healthy with no ulceration and no caries or
periodontal involvement of teeth was noted. OPG
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Fig 1: Preoperative OPG showing ground glass Fig 5: Histpathologic examination of the excised
appearance ,characteristic of fibrous dysplasia on specimen showing characteristic’ Chinese letter
the right side. patter n”of fibrous dysplasia-10X.

Fig 2: Preoperative CBCT showing fibrous dysplasia Fig 6: Histpathologic examination of the excised
on the right side. specimen Characteristic “Chinese letter pattern”
seen showing bony trabeculae -40X

Fig 3: Preoperative intraoral photo showing bony
swelling on the right side. Fig 7: Preoperative extra- oral, frontal view.

Fig 4: Preoperative intraoral photo showing bony Fig 8: Postoperative extra- oral, frontal view
swelling on the right side.
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Fig 10: Postoperative extra- oral ,worms view

Fig 11: Preoperative extra oral ,birds view

Gupte S et al.

Fig 12: Postoperative extra- oral, birds view

revealed a typical ‘Ground Glass’ appearance with
obliteration of maxillary sinus. CT revealed
peaud’orange appearance with maxillary sinus 3-D
CT showed the involvement of the zygoma as well
and revealed the obvious facial deformity. A bone
biopsy was done which confirmed that the lesion
was fibrous dysplasia. Since facial asymmetry was
the primary concern clinically as well as from the
patient point of view. De-bulking and surgical re-
contouring was decided under G.A through an
intraoral approach .No abnormal bleeding was
encountered during the surgical procedure
although there was excessive oozing as is expected
in such cases .Blood was not transfused .The
recovery was uneventful .

DISCUSSION

Lichenstein and Jaffe in 1942 coined the
term fibrous dysplasia. In this disease since bone
development ceases at woven stage mature lamellar
bone is not formed such immature bone has poor
mechanical quality and is prone to fracture.
However, in the craniofacial region it is the facial
asymmetry which is of major concern. There are
two types of fibrous dysplasias, mono-ostotic and
polyostotic. In the craniofacial region fibrous
dysplasias are more commonly found in the maxilla
than mandible and 80% are of mono-ostotic variety.
Mc-Cune Albright syndrome is an example of
polyostotic fibrous dysplasia with Café-au-lait spots
and endocrine disturbances like hyperthyroidism,
precocious puberty etclél. Current medical
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management of fibrous dysplasia includes the use of
Bisphosphonates with calcium and V it D which is
based on the rationale that Biophosphonates
decrease trabecular breakdown and increase bone
massl78910111 They have been the mainstay in
medical management of fibrous dysplasias.
Pamidronate(2"d  generation  bisphosphonate)
intravenous 60mg/day iv. for 3 days every 6
months combined with calcium 500-1500mg/day
&Vit. D 800-1200 IU/day appear to be useful for
reducing bone painl89. In craniofacial fibrous
dysplasia’s, debulking is the primary treatment
which is not aimed at removing the dysplastic bone
completely but re-contouring the bone to an
acceptable contour. In most cases dysplasia
stabilizes and stops enlarging with maturation of
facial skeleton[!2.There is some role for biochemical
markers like Serum alkaline phosphatase and
Urinary hydroxyproline to monitor bone turnover
in the management of FD[314l. Considering the
sclerotic and avascular nature of mature dysplasia
osteomyelitis has also been reported. Osteosarcoma
probably due to radiation has been reported in
0.4% cases and carries poor prognosis(1516.17]
Blindness or reduced visual acuity have also been
reported due to the possible decrease in the
diameter of the optic canal by dysplastic bone in
which nerve decompression becomes necessary!18l.
In this case report bone shaving and re-contouring
the maxilla and zygoma was done purely to enhance
and improve the aesthetics and give a balance to
the face, going by the history of the patient around
pre-puberty and at puberty there was bone growth
on the affected side which resulted in facial
asymmetry. Since the deformity had already
established and the patient was in post pubertal
stage without any bone pain, medical line of
treatment was not considered and surgical
intervention was done. There is a three year follow-
up of the patient.
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