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Abstract

Odontogenic myxoma (OM) is a rare benign painless, slow-growing lesion with local aggressive behavior.

Pain and sensory disturbance and fibro-osseous appearance in histopathology have been rarely reported
in OM. The authors reported a 52-year-old male case presented with a large gingival mass around a mobile
mandibular right first molar extended to the distal aspect of the third molar. Microscopic examination of the
incisional and excisional biopsy revealed an OM with numerous newly formed bone or cementum-like material
present throughout the specimen like those seen in fibro-osseous lesions. For avoiding to recurrence, a
segmental mandibulectomy was performed and a metal plate was inserted to the right mandible defect
under general anesthesia. Rehabilitation was completed with the placement of implants. We review and

discuss about this variety.
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INTRODUCTION

Rudolf Virchow in 1871 reported first case of myxoma.
T Myxomas of head and neck region are rare.”’! Myxoma
classified into two types: odontogenic myxoma and those
originated from soft tissue like perioral soft tissue, parotid
gland, ear or larynx.!' Thoma and Goldman first introduce
odontogenic myxoma (OM) in 1974 when they observed
the histologic appearance resemble to fibromyxoid
tissue.’’ OM compromised 3-11 % of all odontogenic
tumors.) OM is originated from mesenchymal stem cell
of odontogenic mesenchyme originated from a developing
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tooth bud or embryonic mesenchymal cell of the dental
follicle, dental papilla or periodontal ligament.I"! Formetly,
investigators made a distinction between odontogenic
myxomas (derived from odontogenic mesenchyme) and
osteogenic myxomas (presumably derived from primitive
bone tissue). However, most orthopedic pathologist do not
accept that myxomas occur in the extra-gnathic skeleton,
and all myxomas of the jaws are currently considered to be
of odontogenic origin.*''! OMs comptising 3-20 % of all
odontogenic tumors, with incidence of 0.07 new case per
million per year.'? The age distribution range between 5
and 70 years, reported a peak at second and third decade
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of life. Approximately more than 60 percent are located
in mandible and female predilection reported.”!

CASE REPORT

A 52-year-old male patient referred to the Oral Medicine
Clinic of Shiraz University of Medical Sciences complained
of swelling and diffused pain in the right side mandibular
teeth and recently paresthesia and dysesthesia of the
right side of the lower lip. He reported the mass and
expansion of his jaw occurred 1 year ago without any
symptom, but diffused pain occurred 3 months ago. His
medical history was significant for deafness and blood
hypertension for which he was under treatment with a
beta-blocker (atenolol).

In clinical examination, a mild diffused, painful and tender,
bony hard swelling in the right side of the mandible that
extended from the middle part of the mandible to the angle
of mandible was observed. The surface color is normal
and no sign of lymphadenopathy observed.

In intraoral evaluation, a tender swelling exhibited smooth
surface and indistinct border soft mass extended at the
right mandibular side from the first premolar to the
second molar, caused displacement and mobility of first
and second molars. Pus formation around the first molar
occurred. Palpation of mass clarified expansion and
thinning of buccal and lingual cortexes [Figure 1]. Multiple
decayed teeth, calculus and stain were observed on this
side. A small amount of blood was obtained in aspiration
from the anterior border of the lesion, but in aspiration
from the posterior part of the lesion, nothing was found.

A plain panoramic radiography revealed an approximately
7 cm X 3.5 cm, ill-defined, multinodular radiolucent lesion
extending from the apical and distal root of the third molar
to the mesial side of the apex of the canine tooth in the right
lingual side, with mild root resorption. The anterior aspect
of the lesion showed soap bubble appearance. The inferior
alveolar canal was eroded and discontinued [Figure 2a.
Conventional occlusal view showed that buccal cortical
perforation occurred [Figure 2b). Further investigation with
a cone-beam computed tomography revealed radiolucency
in the right mandibular area resorbing the buccal cortex,
alveolar bone and the root of lateral root 6—8 representing
an invasive process. A minimal and fine intralesional
calcification was reported. A differential diagnosis
consisted of uncommon odontogenic myxoma (OM),
ameloblastoma and central giant cell granuloma was made
by clinicopathologic correlation.

Figure 1: Intraoral presentation of soft solid mass involving the right
molar area

e b ‘ mA

Figure 2: (a) Radiograph showing a multilocular radiolucency cause
tooth displacement (arrow show borders of lesion). (b) The conventional
occlusal radiographic view show expansion and buccal perforation

Figure 3: (a) Photomicrograph showing myxoid stroma containing
spindle shape and stellate cell and little amount of collagen and multiple
foci of calcification (H&E staining, x40 magnification) (b) Another view
showing myxoid stroma and fewer calcified particles derived from other
side of the lesion (c) Calcified products or trabecular particles (H&E
staining, x200 magnification) (d) Photomicrograph showing a polarized
light comparison between residual lamellar bone and osteo-cementum
particle

An incisional biopsy was performed under local anesthesia
with a partial flap. The semi-hard gelatinous tissue was
removed and excised. The histopathologic evaluation
presented tissue consisted of a fragment of fibro
collagenous connective tissue with many myxoid areas and
infective area and pus accumulation observed. Residual
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bony trabeculae were seen and very small-sized trabeculae
of mineralized tissue were occupied the mainly myxoid
areas [Figure 3].

A surgical management involved a segmental resection
under general anesthesia and a metal plate was inset to the
defected area. The inferior alveolar nerve was preserved.
The patient has been under regular follow-up and
rehabilitation. A surgical defect has been healing gradually
and no evidence of recurrence has been observed on the
latest radiograph obtained 12 months after surgery.

DISCUSSION

In our presented case, the lesion showed uncommon
clinical and histopathologic properties. The age of the
patient was higher than the common presentation age. The
pain and lip paresthesia reported in this case in contrast
to common occurrences. The histopathology of this
case showed haphazardly myxoid stroma with multiple
cementum-like particles.

Clinically, smaller OM commonly is painless, asymptomatic
and slow growing, and soft tissue surrounding the lesion
is normal but advanced and large cases have cortical
expansion and facial asymmetry." The most frequent
location is the tooth-bearing areas and in rare cases reported
in association with missing or unerupted teeth.'” The
majority of OM occurred in the mandible at the molar
region!'” In contrast to our case, in many case reports of
OM, pain and paresthesia and sensory disturbances are
uncommon findings but loosening and displacement of
the teeth are usual events.['"'*

OM appears as a suddenly detected multilocular or
unilocular radiolucent bony lesion with irregular, scalloped
and ill-defined or well-defined borders."”) The lesion usually
is well defined, and it may have a corticated margin but
most often is pootly defined, especially in the maxilla.
The radiolucent defect may contain thin, wispy trabeculae
of residual bone, which are often arranged at right angles
to one another; therefore, the “soap bubble “or” tennis
racquet strings” appearances are common radiologic
findings.”! Perforation of the cortical plate and radiopaque
line extended from the periosteum, resembling “sunray”
appearance — a rare feature of OM.?*!

Since OMs most often have a multilocular pattern, the
differential diagnosis should include other multilocular
lesions, such as ameloblastoma, central giant cell granulomas
and central hemangiomas. The finding of characteristic thin
straight septa with less than expected bone expansion is

very useful in the differential diagnosis. In cases that fine
calcification is observed in radiography, fibro-osseous
lesions and central ossifying fibroma can be included in
the differential diagnosis. OM can be distinguished by
histopathologic report, according to encapsulation and
density of stroma.l'®*!

Histopathologically, the tumor is composed of random oriented
stellate, spindle-shaped cells in a plentiful, loose myxoid stroma
that contains only a few collagen fibrils.” The matrix substance
is composed of glycosaminoglycan, chiefly hyaluronic acid
and chondroitin sulfate. In immunohistochemistry, the cells
present diffuse immunoreactivity with antibodies directed
against vimentin, with focal reactivity for muscle-specific
actin.?l OM very rarely exhibits boney or cementum-like
calcifications.""'®*"I This variant of OM includes the multiple
case reports with similar histopathologic features already
reported. Rennie e#al. in 1985 reported the first case of actively
forming cementum-like calcified material in OM.P* According
to Table 1, we found few published case reports about OM
containing osteocement-like tissue. Effiom ez 2/ reported
the clinical and histological findings in 63 diagnosed OM
cases. They reported that there is a tendency for calcification
to occur in OM in certain ethnic groups. Mamabolo e /P!
in South Africa reported intralesional calcifications detected
radiographically in nine cases of OM. The World Health
Organization classification of odontogenic recognized that
OM can contain odontogenic epithelium like as seen in
central odontogenic fibroma. The local aggressive behavior
can distinguish between these tumors.P!!

The initial and most important treatment for OM is
surgery. There are currently no clear surgical management
guidelines for OM, and a variety of approaches may be
used.!">? Small lesions are treated by curettage, but careful
periodic reevaluation is necessary for at least 5 years.
For larger lesions, more aggressive approaches such as
segmental or block resection and hemimandibulectomy
with reconstruction surgery may be required.” Oygiir
et alP* and Hirai ez al.P reported unusual histopathological
features of odontogenic myxoma was the presence of
calcified spherules that removed as segmental resection.

Table 1: List of case reports of odontogenic myxoma with
osteocementum like calcification

Authors Location Age/gender Year
Rennie et al. (28) Mandible 5y/o, Male 1985
Oygiir et al. (34) Maxilla 19y/o0, Female 2001
Lin Y & Basile (27) Mandible 29y/o, Female 2010
Lahey et al. (18) Mandible 69 y/o, Female 2013
Rallis et al. (10) Maxilla 32y/o, Male 2014
Hirai et al. (35) Mandible 54y/o, Male 2014
Hammad et al. (31) Mandible 45y/o, Female 2016
Rezaee et al. Mandible 52y/o, Male 2020
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High recurrence rates (10%-30%) after conservative
surgical treatment were reported.” Gelatinous nature and
infiltrative properties and the absence of capsule are the
most important description for recurrence.

Finally, since there have been a few reports of this clinical
and histopathological finding, we suggest that it should
be acknowledged among the features of OM to avoid
misdiagnosis and any resultant effects on managements.
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