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ABSTRACT
Myofibroma is a benign fibrous tumour that occurs predominantly in the head and neck region followed
by the trunk and extremities. However, cases occurring in the oral cavity are rare, presenting with a
variable clinical appearances and wide differential diagnosis. We reported a case of a 7-year-old girl who
was referred to the Department of Paediatric Dentistry, Tengku Ampuan Rahimah Hospital with a
progressively enlarging painless swelling on the left posterior region of the mandible over the past 3
months. The swelling was associated with ulceration and displaced lower left first permanent molar.
Radiographic investigations reported well-defined radiolucency at molar area, alveolar expansion and
bone resorption of the left posterior alveolar ridge of the mandible. Complete surgical excision of the
lesion was performed under general anaesthesia. Histopathological examination revealed proliferation of
spindle shaped cells with biphasic growth pattern. Immunohistochemical staining showed strong
positivity with vimentin and smooth muscle actin whilst negative for desmin, S100 and CD34 establishing
the diagnosis of myofibroma. Although rare, myofibroma should be considered as a differential diagnosis
for solitary firm swelling in the oral cavity. Histopathological examination together with
immunohistochemical analysis is essential for an accurate diagnosis.
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Introduction
Myofibroma is a solitary benign tumour
composed of myeloid cells that affects soft tissue,
bone or internal organs in both children and
adults [1]. Myofibroma occurs predominantly in
the head and neck region followed by the trunk
and extremities [2]. Cases occurring in the oral
cavity are rare with the mandible being the most
common site followed by the tongue, buccal
mucosa and lips [2,3]. The tumour may present as
a solitary or multicentric lesion known as
myofibroma and myofibromatosis respectively
[4]. Variability of clinical appearance combined
with its rare nature leads to a wide differential
diagnosis of the tumour. Misinterpretation of the
lesion can lead to the wrong diagnosis and
subsequently incorrect management of the
lesion.
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Case report
A 7-year-old girl was referred to the Department
of Paediatric Dentistry, Tengku Ampuan Rahimah
Hospital with a progressively enlarging painless
swelling on the left posterior region of the lower
dentition over the past 3 months. The father
denied any history of trauma, fever, weight loss
and other constitutional symptoms for the
patient. The past medical, dental and family
history was insignificant. Extraorally, no swelling
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was seen, skin was normal and there was no
submandibular lymphadenopathy. Intraorally, the
patient had a mixed dentition of primary and
permanent teeth. A localised swelling was noted
at the lower left alveolar ridge. A lesion
measuring about 3.0 x 2.5 cm was noted on the
lingual aspect of the lower left second deciduous
molar (tooth 75) extending distally to the lower
left second permanent molar (tooth 37) region. It
was noted to be erythematous with surface

ulceration and buccolingual expansion of the
alveolar ridge. The lesion appeared pedunculated
upon palpation. The lesion was firm in
consistency, not tender, associated with
buccolingual expansion of alveolar ridge along
with mobile and buccally displaced lower left first
permanent molar (tooth 36). There was no
obliteration of the lower left buccal sulcus. (Figure
1).

Figure 1. Intraoral photograph showing lesion on the lower left posterior region of mandible displacing
tooth 36 (arrow) and 75.

Blood tests showed normal full blood counts and
C-reactive protein. Aspiration of the lesion with
syringe was carried out at the first visit. However,
no fluid nor blood was yielded. This ruled out the
possibility of the lesion being a cystic, or a blood
vessel
anomaly
such
as
hemangioma.
Orthopantomogram (OPG) and Cone Beam
Computed Tomography (CBCT) was carried out as
part of the investigation. OPG showed well
defined unilocular radiolucent lesion extending
from tooth 75 to 36. No root resorption was noted

in relation to tooth 36 (Figure 2). CBCT revealed
buccolingual expansion with thin cortical plate
and bone resorption on lower left posterior
alveolar ridge (Figure 3). Electric pulp test and
cold test were performed but did not elicit
sensory response from tooth 36 and tooth 75.
Investigation findings led to a few provisional
diagnosis such as peripheral giant cell granuloma,
unicystic ameloblastoma, odontogenic keratocyst
and ameloblastic fibroma.

Figure 2. Orthopantomogram showing bone loss in relation to 36 region
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(a)

(b)

(c)

Figure 3. Cone beam computed tomography showing: (a) buccolingual expansion of alveolar ridge with
resorption of lingual plate of mandible (b) radiolucency surrounding tooth 36 (c) bone resorption of the
lingual of the lesion.
Treatment options were discussed and the parent
consented to the decision to carry out excisional
biopsy of the lesion with extraction of non-vital
tooth 36 and 75 under general anaesthesia.
Excisional biopsy of the lesion with a 1mm
surgical margin and extraction of tooth 36 and 75

was done under general anaesthesia (Figure 4).
Surgical site was dressed with bismuth iodine
paraffine paste (BIPP) soaked gauze enclosed
within a soft splint (Figure 5).

Figure 4. The excised lesion measuring 3.0 x 2.5 x1.8 cm.

Figure 5. Post-operative photograph showing soft splint with BIPP soaked gauze as dressing to close the
surgical site.
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morphology, immunohistochemistry was carried
out which confirmed the tumour cells lineages of
mesenchymal and smooth muscles with strong
positivity to vimentin and smooth muscle actin
(SMA) respectively (Figure 6c and 6d). Incomplete
smooth muscle differentiation was established by
positive staining to smooth muscle actin (SMA)
whilst negative to desmin (Figure 6d). Negative
immunoreactivities against S100 and CD34
further distinguished from tumours of neural and
endothelial
origins
respectively.

Microscopic examination of haematoxylin and
eosin (H&E) revealed a biphasic mesenchymal
tumour that was covered by an ulcerated
epithelial surface (Figure 6a). The tumour cells
were composed of an admixture of spindle
shaped cells with elongated cigar-shaped
vesicular nuclei and round to polygonal cells with
scanty cytoplasm (Figure 6b). Whorl of tumour
cells
and
intimate
association
with
hemangiopericytoma-like vascular spaces were
seen (Figure 6b). Mitosis was absent indicating
the benign nature of lesion. Based on the cellular

(a)

(c)

(b)

(d)
Figure 6. Histopathological characteristics demonstrating (a) biphasic pattern of distinct hyper and
hypocellular zones seen under low magnification (H&E stain, 40x magnification); (b) fascicles of myoid-like
spindle cells alternating with closely packed round to polygonal cells surrounding numerous slit-like
vascular spaces (H&E stain, 200x magnification); Tumour cells show diffuse and strong immunoreactivities
for (c) vimentin and (d) SMA (Envision HRP/DAB technique, 400x magnification)
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Figure 7. Intraoral photographs showing healed mandible 6 months post surgery.

Based
on
the
histopathological
and
immunohistochemical findings, the diagnosis of
myofibroma of left mandible was established. No
evidence of recurrence was observed after 6
months follow up (Figure 7).

dominant and recessive patterns of familial
inheritance as a possibility while others have
implicated trauma in the aetiopathogenesis of
the lesion as injury results in myofibroblastic
proliferation in the affected site [2,4,8].

As it is our responsibility to ensure full mouth
rehabilitation for this patient, short and long term
treatment options to replace missing teeth will be
explained and discussed with the parent. As an
interim measure, a removable partial denture will
be constructed to replace the missing lower left
permanent molar until she is ready for implants.
Patient will be reviewed every 6 months to
monitor eruption of remaining permanent teeth
and for recurrence of lesion.

Myofibroma/myofibromatosis is a rare tumour
presenting as solitary or multiple lesions with a
predilection for soft tissues of the head and neck
region. It is less common within the jaw
bones.Myofibroma is thought to represent a
benign proliferation of the myofibroblast, a cell
with a phenotype of both fibroblast and smooth
muscle
cell,
as
demonstrated
by
immunohistochemical, histomorphologic and
ultrastructural studies [9].

Discussion
Myofibroma is a rare neoplasm that occurs due to
benign proliferation of myofibroblasts. Although
90% of the lesion appear before the age of 2,
myofibroma can arise in the oral cavity at any age
with no gender predilection [5]. It was first
described and named by Williams and Schrum as
congenital fibrosarcoma in 1951 [6]. Following a
study of fibrous growth in children in 1954, Stout
AP proposed the term ‘congenital generalised
fibromatosis’ and in 1981, Chung and Ezinger
used the term infantile myofibromatosis to
replace Stout’s term as the lesion mainly occurs in
newborn and infants [3]. In 1989, Smith et al
reported a solitary case of this lesion introducing
the term ‘myofibroma’[7]. The term myofibroma
and myofibromatosis was subsequently adopted
by the World Health Organisation.
The aetiology of the tumour remains unknown.
Some authors have suggested autosomal
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Myofibroma generally appears as a slow growing,
painless and firm mass of varying sizes that may
or may not be ulcerated. Due to this, patients
typically appear with delayed presentation.
Diversity of its clinical appearance, similarity to
various benign and malignant tumours in the oral
cavity in addition to being asymptomatic makes
the diagnosis of myofibroma challenging.
Myofibroma’s clinical presentation may lead to a
wide range of differential diagnosis and amongst
them are pyogenic granuloma, peripheral giant
cell granuloma, unicystic ameloblastoma,
ameloblastic fibroma, central giant cell
granuloma, odontogenic keratocyst, calcifying
cystic odontogenic tumour and central
odontogenic fibroma. Myofibroma can also mimic
more aggressive lesions such as desmoplastic
fibroma, solitary eosinophilic granuloma,
osteogenic
sarcoma
of
the
mandible,
fibrosarcoma and squamous cellcarcinoma. [10].
The lesion occasionally presents as a rapidly
growing mass with ulceration and severe
destruction of adjacent bone with ill-defined
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radiolucency on radiographs, arousing suspicion
of malignancy.
Presentation of myofibroma of the mandible
radiographically may range from no bony
changes
to
unilocular
or
multilocular
radiolucency of the mandible with sclerotic
borders. Some cases may exhibit expansion and
thinning of cortical plate along with displacement
of associated teeth [11]. In this present case, the
radiographs showed a unilocular radiolucent
lesion with loss of lingual cortical plate in relation
to the lower left first permanent molar. This
warrants a differential diagnosis of unicystic
ameloblastoma, odontogenic keratocyst, central
giant
cell
granuloma,
calcifying
cystic
odontogenic tumour and central odontogenic
fibroma.
Histopathologically, myofibroma is a well
circumscribed, unencapsulated, multinodular
lesion that demonstrate biphasic pattern. The
lesion comprises of two cellular components,
proliferation of small, ovoid to spindle cells with
scanty cytoplasm associated with numerous thinwalled branching vessels and plump spindle cells
with tapering nuclei and pale cytoplasm arranged
in whorled nodules and fascicles. The two
components are present in variable proportions
but often depict a zonal distribution. The lesion
should be distinguished from other spindle cell
lesions of neural, fibrohistiocytic and muscular
origin. Myofibroma is negative for S100, CD34
and keratins but extensively positive for SMA.
Desmin is generally negative but a focal positivity
may be observed in a small subset of case.
Treatment of choice for myofibroma in the oral
cavity is surgical excision to avoid recurrence.
Excision of lesion would result in bleeding and a
raw surgical site that might be associated with
delayed healing. However, leaving the lesion in
situ without any intervention will lead to
discomfort and pain during speech and
mastication as well as increased displacement
and mobility of the associated the tooth. Hence, a
dressing was placed at the surgical site, post
operatively.
Recurrence of the lesion is reportedly less than
10% of cases after surgical excision [4]. These
recurrences are possibly due to anatomic
complexity causing difficult surgical access and
incomplete excision of the lesion [12,13].
Recurrence of lesion is treated by re-excision.
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Routine review of the patient would be required
to assess for recurrence. We reviewed our patient
on a monthly basis for the first 3 months postsurgical excision. Thereafter, patient was seen on
a 3 to 6 monthly follow up. Till date, she did not
have any complaints and no recurrence was
reported, both clinically and radiographically.

Conclusion
Although rare, myofibroma should be considered
as a differential diagnosis for solitary firm swelling
in the oral cavity. Histopathological examination
together with immunohistochemical analysis is
essential for establishment of an accurate
diagnosis.
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