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ABSTRACT

Lipomas are the most commonly occurring soft tissue tumors, being intraosseous involvement very rare, and the jaw is its most uncommon bone
location. Thus intraosseous mandibular lipomas constitute a real diagnostic challenge due to the unspecific clinical and radiographic features,
therefore, only 28 cases have been reported in the literature. Herein we report an extremely rare case of an intraosseous mandibular lipoma that
initially developed in Inferior alveolar nerve canal, characterize with dental cone beam computed tomography, and confirmed with histopathologic
analysis after surgery. To the best of our knowledge, our case is one of the first cases of intraosseous mandibular lipomas involving the inferior
alveolar nerve canal never been previously reported. Their rarity reinforces the need to document each and every case.
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INTRODUCTION :

Lipomas are common benign mesenchymal tumors composed of
mature adipocytes without cell atypia (1). It is the most frequent
benign soft tissue tumor. They may be found wherever fat tissue is
present, but lipoma may be also found at intramuscular, retroperitoneal
and intraosseous levels (2).

Based on the literature, the overall incidence of intraosseous lipoma
represents less than 0.1% of all bone tumors [3,4], and only 29 cases,
including this one, have been reported in the mandible since 1948 (5).
Until today the etiology and characteristics of these tumors are not
clear, stating the importance of documentation of each new case of
intraosseous mandibular lipoma (IML).

Herein we report an extremely rare case of an IML which initially
developed in Inferior alveolar nerve canal, characterize with dental
cone beam computed tomography (CBCT), and confirmed with
histopathologic analysis after surgery.

CASE REPORT:

An 46-year-old woman patient was referred to our department of Oral
and Maxillofacial Surgery by her dentist for a painless  unilocular
radiolucency located on the left mandibular body, next to the apex of
the second pre-molar tooth observed in a Orthopantogram. The
patient's general health was good, she had no recalled prior trauma and
her past medical history was unremarkable.

The extraoral physical examination revealed no alterations and there is
no paresthesia of the lip, the intraoral evaluation revealed no signs of
mucosal abnormality or cortical expansion and Cold pulp testing
revealed that all left mandibular teeth were vital. There was no
accompanying cervical lymphadenopathy.

Orthopantogram (Fig.1) revealed a well-defined, unilocular
radiolucency with sclerotic margins in the left mandibular body. The
lesion was located adjacent to the foramen of the inferior alveolar
nerve canal and entirely within bone. This radiographic appearance
was suggestive of a contact between the lesion and the inferior alveolar
nerve.

Fig.1: Orthopantogram revealing a well-defined, unilocular
radiolucency in the left mandibular body, located adjacent to the
foramen of theinferior alveolar nerve canal.

Fig. 2 : CBCT showing a solitary well-circumscribed lesion, with
sclerotic borders, inside the inferior alveolar nerve canal. Note
the canal and foramen enlargement.

CBCT (Fig.2). showed the presence of a solitary well-circumscribed
lesion, round in shape, measuring approximately 10 mm in diameter,
with sclerotic borders. Cross-sectional view illustrated a lesion inside
the inferior alveolar nerve canal that cause canal and foramen
enlargement, and penetrate adjacent soft tissue.

A surgical procedure was undertaken aiming to remove the lesion
completely. A buccal mucoperiosteal flap was performed under local
anesthesia, exposing the cortical plate. The lesion which was involving
the inferior alveolar nerve canal, was excised conservatively (Fig.3).
The patient showed no mental nerve paresthesia, and her postoperative
recovery was uneventful. The histological examination (Fig.4)
using hematoxylin and eosin, revealed a lesion predominantly
composed of Mature adipocytes without cytological atypia. Based on
these findings, a diagnosis of intraosseous lipoma was made.

No sign of recurrence was observed after six months of follow-up.

Fig. 3 : Intraoral view after surgical resection showing an
intraosseous lipoma of mandible surrounding the inferior
alveolar nerve.
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Fig. 4 : Mature adipocytes show limited variation in size with
bland nuclei and no cytological atypia (H&E, magnification x100).

DISCUSSION

Lipomas are mesenchymal neoplasms originating from fat cells (6).
They are the most commonly occurring soft tissue tumors. Usually
occur in subcutaneous tissue, but may occur anywhere that fat cells
exist. May occur within muscles, in the mediastinum, along the
gastrointestinal tract, in the retroperitoneum, in the brain, along the
spinal cord, along nerve and tendon sheaths, within joints, and
occasionally within bone.

The most frequent localisations of intraosseous lipoma were the
calcaneus (24%) and the femur (22%), the mandibule being considered
an exceptional location (7).

In fact, The first case of IML was reported by Oringer in 1948 as a
radiolucent lesion under a second molar(8), and according to the
bibliography only 28 casesof IML  have been described. Our case
is one of the first cases of IML initially developed in Inferior alveolar
nerve canal, never been previously reported.

In2001, Burik classified according to its 3 possible origins : medullar
cavity fat (intramedullary lipoma), periosteum (periosteal lipoma)
and, less likely, the adjacent soft tissue that could invade the bone
secondarily and appears as a periosteal lipoma (9).

IML tends to affect those between the fourth and the sixth decade of
life. It is more common in males than females with a ratio of 1.6 :1
(9,10).

Most of the  intraosseous lipoma  are incidental findings on
radiographs taken for other purposes. Symptoms, when present, are
localized mild pain, swelling or rarely fracture of the affected bone

(11).

The most frequent symptoms of the intraosseous lipoma in the jaws are
paresthesia and external root resorption.

Radiologically, IMLs typically present as radiolucent lesions with a
well-defined sclerotic border (12). The radiolucency results from
resorption of pre-existing bone by fat cells. Unilocular radiolucent
lesions are considered benign, however, when composed of irregular
borders and soft tissue involvement, malignancy should be suspected
(13). CBCT and MRI allow more accurate lesion analysis and make it
possible to detect specific adipose tissue (12).

Despite the usefulness of all these techniques, histopathology remains
the gold standard for diagnosis of lipomas (14). Microscopically,
sheets of mature adipocytes without atypia and absence of
hematopoietic elements are the essential features (15)

Based on the level of involution, three stages of intraosseous lipomas
have been described by Milgram: Stage 1 ; when there is no secondary
necrosis, Stage 2 ; when there is partial necrosis, Stage 3 ; when there is
complete secondary necrosis and dystrophic calcification, in this case
lesions have a higher predisposition towards malignancy (16).
Previously reported IMLs are more consistent with stage 1 lesions,
including our presented case.

The precise etiology of IML is still controversial. According to many
authors, intraosseous lipoma are benign tumors originates from
medullar adipose tissue. Others consider this lesion a reactive
alteration caused by infarction, infection, or trauma (17). Another
hypothesis is that they are simple conglomerations of fatty marrow,
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formed as part of the normal ageing bone process (18).

The differential diagnosis of IML includes simple cyst, post-traumatic
cyst, aneurysmal bone cyst, giant cell granuloma, ameloblastoma,
osteoblastoma, arteriovenous malformations, hemangiomas, infarcted
bone, chondrosarcoma, and liposarcoma (19).

Treatment consists of tumor enucleation and curettage when
necessary. The prognosis is very good. No reccurence or any malignant
changes of IML have been reported [1,20].

CONCLUSION:

IML are uncommon and are difficult to diagnose. Clinically, the lesion
is often silent and radiologically it appears as a radiolucent area.
Therefore a histopathological examination is the gold standard for the
differential diagnosis. Complete surgical removal is the treatment
choice for IML, with no previously reported recurrence. Due to the
limited number of cases reported, especially IML involving the
inferior alveolar nerve canal, the understanding of the aetiology and
features of IMLs continues to evolve, thus reinforcing the importance
of documenting each new case.
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