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Intraosseous Collagenous Fibroma
(Desmoplastic Fibroblastoma) Involving
Maxillary Bone
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ABSTRACT

The collagenous fibroma (desmoplastic fibroblastoma) is a rare benign soft tissue tumour that can occur in the oral mucosa;
intraosseous lesion is uncommon. A 43-year-old woman showed a well-circumscribed intraosseous radiolucency involving the
maxillary edentulous area corresponding to 22 and 23 teeth. On intraoral examination, the edentulous ridge was covered by normal
oral mucosa. The patient underwent an excisional biopsy and histopathological analysis revealed a tumour composed of spindle
to stellate shaped cells scattered within a myxocollagenous stroma with invasion of skeletal muscle. The collagen bands showed
strong positivity for Masson’s trichrome and the tumour cells showed focal positivity for HHF-35 and a-smooth muscle actin.
The diagnosis was intraosseous collagenous fibroma according to both clinical and histopathological patterns. The patient was
followed up for six months and there were no signs of recurrences. We report the second case of oral intraosseous collagenous
fibroma and a critical review of English literature of the tumour in oral cavity.
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CASE REPORT

A 43-year-old woman who was using a removable partial prosthesis
came with a request for placement of dental implants. During
anamnesis, the patient reported agenesis of left maxillary lateral
incisor and extraction of impacted maxillary left canine a few years
ago. There was no pain and no history of trauma in that region.
The radiographic records of the patient showed well-circumscribed
radiolucency involving maxillary edentulous area corresponding
to 22 and 23 [Table/Fig-1a]. The radiographic hypothesis was
odontogenic cyst or tumour.

On intraoral examination, the edentulous ridge was covered by
normal oral mucosa [Table/Fig-1b]. The patient underwent an
excisional biopsy and, during the trans-surgical procedure, we

[Table/Fig-1]: Radiographic and clinical manifestations: a) Radiographic features
of the intraosseous desmoplastic fioroma involving the maxillary bone (arrow); b)
Clinical characteristics of the alveolar ridge covered by normal oral mucosa in the
lesion area; ¢) Surgical specimen of the lesion.

detected that the lesion was solid mass and firmly adhered to the
oral mucosa. In addition, the vestibular and palatine bone between
21 and 24 teeth were absent.

On gross examination we observed two fragments of smooth
brown tissue measuring 2.0 x 1.5 x 0.5 cm, which were sent
for histopathological analysis [Table/Fig-1c]. The diagnostic
hypothesis was odontogenic lesion. Microscopically the tumour
was composed of spindle to stellate shaped cells scattered
within a myxocollagenous stroma with invasion of the skeletal
muscle [Table/Fig-2a,b]. Neither cellular atypia nor mitotic figures
were observed. Some areas of the tumour had collagen bands
showing strong positivity for Masson’s trichrome [Table/Fig-2c].
The immunohistochemical staining was negative for S-100 [Table/
Fig-2d], CD34 [Table/Fig-2e] and Ki-67 [Table/Fig-2f]. A focal
positivity was observed for HHF-35 [Table/Fig-2g] and smooth
muscle actin [Table/Fig-2h]. The diagnosis was collagenous
fibroma according to both clinical and histopathological patterns.
The patient was followed up for six months and there was no
sign of recurrence.

[Table/Fig-2]: a) Dense collagenous matrix in oral collagenous fibroma (H&E, 5X); b)
Hypocellularity in dense fibrous area (H&E, 20X); c) Dense collagenous stroma (blue)
and some positive areas for muscle (red) (Masson's Trichrome, 20X); d) S-100 protein
negative in neoplastic cells and positive in neural fascicles (Immunohistochemistry:
S100, 10X); e) Negative for CD34 in neoplastic cells and positive in blood vessels
(Immunohistochemistry: CD34, 10X); f) Negative for Ki-67 (Immunohistochemistry:
Ki-67, 40X); g) Focal immunoexpression of HHF-35 in tumour cells and muscle fibers
(Immunohistochemistry: HHF-35, 20X); h) Immunoreactivity for a-smooth muscle
actin in few cells and in the blood vessels (Immunohistochemistry: smooth muscle
actin, 10X).
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DISCUSSION

Since 1995 when Evans HL [1] described the collagenous fibroma
only ten cases (PubMed and LILACS) were reported within the
oral cavity as described in the [Table/Fig-3]. This tumour affects
mainly soft tissue, however, although extremely rare, intraosseous
manifestations, as described in the present case, can be found.
Among the ten cases of collagenous fibroma of the oral cavity, only
one described by Jaafari-Ashkavandi Z et al., [2] was intraosseous
and located in the maxillary alveolar bone.

Authors (Year) Age/ et '!'umour Previous Follow up
sex size (cm) | trauma (months)
Jaafari- Maxilla No recurrence
Ashkavandi Zet | s8/F | SXEY 13 No o
al., (2017) [2]
Mesquita RA et No recurrence
al., (2001) [3] 37/F Palate 5 No 6
Pereira TSF et Mandibular No recurrence
al., (2016) [4] M 1 aveolar ridge ; No -8
Varghese T et Buccal No recurrence
a., 20145 | ™ | mucosa 8 No 12
Nonaka CF et No recurrence
al., (2010) [6] 87/F Tongue 0.7 No 9
Gonzalez-Moles
MA et al., 55/F Palate 2 No Not treatment
(2004) [7]
Bhagalia S et . No recurrence
al., (2012) [8] 58/F Gingiva 2 No 4
de Sousa SF et Buccal No recurrence
al., (2011) [9] 56/M mucosa 85 No 42
Cazal Cetal., Maxillary )
(2008) [10] 42/F | aiveolar ridge ! No No informed
Shimoyama T No recurrence
et al., (2005) 49/F Palate 6 No
-48

(1]
Present case 40/F Maxillary 5 No No recurrence

alveolar bone -6

[Table/Fig-3]: Clinical information on 11 cases of collagenous fibroma in the oral
cavity.

Notes: pes of implan
F-Female
M-Male

Clinically, collagenous fibroma manifests as a painless, slow-
growing mass, sessile or pedunculated, well circumscribed,
with size varying from 1 to 6 cm [3-6]. This tumour occurs in
a wide anatomical distribution but most lesions arise in the
subcutaneous tissue or skeletal muscle [3,7,8]. In the present
case during the trans-surgical procedure we observed that the
lesion was firmly adhered to the oral mucosa and probably the
tumour arise from the fibroblasts of the submucosa covering the
adjacent maxillary bone.

In our case report, the radiographic examination showed well-
circumscribed radiolucency involving the edentulous anterior
maxillary bone area corresponding to 22 and 23 teeth and the
clinical hypothesis was odontogenic lesion. The unique case of an
intraosseous collagenous fibroma described in the English literature
also showed a well-circumscribed rounded radiolucency; however
the tumour was located in the periapical area associated with the
root of right upper incisors [2].

Microscopically, in the present case, the tumour was composed of
spindle to stellate shaped cells scattered within a myxocollagenous
stroma with invasion of the skeletal muscle [Table/Fig-2a,b].
According to the literature, these microscopic findings are typical of
collagenous fibroma, being of great importance for the establishment
of diagnosis [4,9]. Immunohistochemistry for collagenous fibroma
may contribute to exclude other similar lesions [2,9]. We performed
immunohistochemical staining for S-100 protein, CD34, HHF-
35, a-smooth muscle actin and Ki-67. Tumour cells showed
focal positivity for HHF-35 [Table/Fig-2g] and a-smooth muscle
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actin [Table/Fig-2h], confirming the previous findings observed by
Pereira TSF et al., [4]. However, variations of reactivity for HHF-
35 and a-smooth muscle actin can be observed [9]. In addition,
some studies claim that the neoplastic cells may also show
immunoreactivity to vimentin and Factor Xllla [1,3,4,9]. The tumour
cells, in our case, were negative for S-100 [Table/Fig-2d], CD34
[Table/Fig-2€] and Ki-67 [Table/Fig-2f], discarding the possibility of
neural or vascular origin.

The histological differential diagnosis for collagenous fibroma of the
oral cavity include lesions such as traumatic fibroma, inflammatory
fiorous hyperplasia and giant cell fioroma [3,8]. However, for cases
with bone involvement, a scar, neurofiboroma, solitary fibrous tumour,
chondromyxoid fibroma, low grade fibromyxoid sarcoma, calcifying
fibrous-pseudo tumour and still desmoplastic fibroma should be
considered [2]. In our case, there was no history of previous trauma
that could cause a reactive condition or scar. Neurofibroma and
solitary fibrous tumour were excluded after immunohistochemical
analysis for S-100 protein and CD34. Negative expression for
Ki-67 and absence of chondroid and myxoid areas excluded
chondromyxoid fibroma and fibromyxoid sarcoma, respectively.
Furthermore, the absence of areas of calcification excluded calcifying
fibrous-pseudo tumour. Desmoplastic fioroma was discarded due
to hypocellularity and non-fascicular pattern.

The aetiology of collagenous fibroma is still uncertain, because
usually no inciting neoplastic event is clinically mentioned, and no
specific cause of a reactive condition is microscopically identified
[1,3]. However, it has been suggested that a chromosomal
abnormality in the same band of the long arm of chromosome 11,
more specifically, a rearrangement of 11912 may be associated
with the lesion [5,10] As previously mentioned, in the present case,
there was no history of previous trauma that could cause a reactive
condition or scar. In addition, during the trans-surgical procedure
was observed that the vestibular and palatine bone between 21
and 24 teeth were absent. Thus, our case reported, the maxillary
bone loss and the invasion of the muscle fibers caused by lesion,
reinforces the neoplastic profile of the collagenous fibroma.

Considering the cases reported in oral cavity, the collagenous
fibroma in soft tissue seems to have an indolent behaviour and good
prognosis without tumour recurrence [1,3,11]. Intraosseous tumours,
as the present case, also showed similar behavior, presenting
asymptomatic and small-sized lesions, without recurrence during
the follow up [2]. Thus, the recommended treatment is total surgical
excision for soft tissue or intraosseous lesions.

CONCLUSION

In conclusion, we reported the second case of oral intraosseous
collagenous fioroma. Clinical and pathological information on
new cases of oral collagenous fibroma are necessary for better
knowledge of the lesion and elucidation of the aetiology.
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