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ABSTRACT

Periapical cemento-osseous dysplasia is a reactional fibro-osseous lesion that affects the supporting tissues of vital teeth. A
33-year-old female was referred for endodontic retreatment of the right maxillary central incisor with chief complaint of pain. On
radiographic examination, endodontic treatment in tooth 11 and external root resorption in the apex of tooth 12 were observed.
Moreover, a radiopaque lesion circled by a radiolucent halo involving the roots of teeth 11 and 12 was also present. The cone beam
computed tomography showed resorption and perforation of the cortical bone. The result of the histopathological examination
combined with the clinical findings made it possible to confirm the diagnosis of periapical cemento-osseous dysplasia. This case
report emphasises on the value of association between imaging findings and histopathological examination in the diagnosis of

such lesions.
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CASE REPORT

A 33-year-old white female was referred for endodontic retreatment
of the right maxillary central incisor due to the presence of pain
since last 30 days. The patient reported that she had undergone
endodontic treatment in this tooth 10 years ago. A 10-year-
old panoramic radiograph showed a radiolucent area of 1 cm
of diameter associated with the root of tooth 11. Probably, the
presence of such radiolucent lesion indicated the need of
endodontic treatment [Table/Fig-1]. Moreover, the patient finished
orthodontic treatment three months ago, after which she reported
pain in teeth 11 and 12.
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[Table/Fig-1]: Initial panoramic radiography performed previously to the endodontic
treatment (approximately 10 years ago).

During inspection, a swelling of approximately ~1 cm of diameter
was seen in the labial vestibule and anterior palate associated with
teeth 11 and 12 [Table/Fig-2a,b]. On palpation, the lesion was
hard in consistency. The patient exhibited a normal response to
the percussion test when tooth 11 was evaluated. However, the
sensitivity test was negative for tooth 11 and positive for tooth 12,
21 and 22. The periapical radiographic examination revealed that
tooth 11 had undergone endodontic treatment and that tooth 12
presented external root resorption. Moreover, at the roots of teeth
11 and 12, a radiopaque lesion of approximately 1 cm circled by a
radiolucent halo was observed [Table/Fig-3].

The clinical aspects and the uncertainty regarding the size of the
lesion required deeper investigation. Thus, a cone-beam computed
tomography was performed. At the tomographic examination, it
was possible to observe that there was a poor definition between
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[Table/Fig-2]: Intra oral examination. Labial view (a) and palatal view (b)-black arrow.

[Table/Fig-3]: Initial periapical radiograph.

the limits of the lesion and the roots of the teeth, which presented
loss of the periodontal ligament space [Table/Fig-4a]. Besides,
vertical root resorption was also seen in tooth 12, which coincided
with the extension of the lesion [Table/Fig-4b]. At the parasagittal
plane, the lesion caused fenestration of the buccal and palatal
cortical bone [Table/Fig-4c].

An incisional biopsy of the lesion was performed under local
anaesthesia and a 0.5 cm diameter fragment of the lesional hard
tissue was removed and sent for histopathological examination. The
histopathological examination revealed fragments of bone tissue
with unorganised lamellae containing fibrovascular tissue exhibiting
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[Table/Fig-4]: a) In the axial and parasagittal planes loss of the space of the periodontal
ligament is seen in tooth 11. In this site, the limits between lesion and tooth root are not
clear-red arrow. b) In the parasagittal plane, external root resorption can be seen in tooth
12, which matches the extension of the lesion-yellow arrow. ¢) In this parasagittal plane,
it can be seen that the lesion provoked fenestration of the cortical bone in both buccal
and palatal sides-green arrow.

signs of sclerosis. Moreover, a peripheric discontinuous thin
fibrous capsule was also present [Table/Fig-5]. Thus, the diagnosis
of periapical cemento-osseous dysplasia was established by
association of the clinical, imaging and histopathological features
of the lesion. The patient was explained and advised to maintain
follow-up visits to the clinician. This same patient was evaluated
one year after the diagnosis [Table/Fig-6a], and the swelling in
labial vestibule in relation to 11 was regressed. It could also be
seen radiographically that the radiolucent area had decreased in
size [Table/Fig-6b].
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[Table/Fig-5]: (a) Histopathological examination shows a lesion formed predominantly
by mineralised tissue with varying degrees of mineralisation in the form of osteoid, bony
trabeculae (H and E, x100)-red arrow. (b) Bone tissue containing osteocytes permeates
basophilic area (H and E x200)- blue arrow. (¢) cementum-like material (H and E, x200)-
black arrow.
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[Table/Fig-6]: One year and 5-month follow-up (a) intra oral examination and (b)
periapical radiograph.

DISCUSSION

Cemento-osseous dysplasia is a type of lesion in which the
normal bone is replaced by a fibrous tissue that contains focal
mineralised substances. Due to the similarity with a number of other
oral pathologies, the clinical diagnosis is eventually challenging.
The periapical cemento-osseous dysplasia is a specific type of
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cemento-osseous dysplasia that affects more commonly the
anterior mandible of middle-aged women [1-5]. A 0.4% worldwide
prevalence of cemento-osseous-dysplasia has been reported,
and within this percentage, periapical cemento-osseous dysplasia
accounts for 57.3% of the diagnosis. The present case report does
not corroborate with the literature in regard to the most affected site
since we diagnosed a periapical cemento-osseous dysplasia in the
anterior maxillae. Only a few cases of periapical cemento-osseous
dysplasia affecting the anterior maxillae have been reported, which
emphasises the rarity of this clinical presentation [5-7].

Radiographically, the periapical cemento-osseous dysplasia
presents three developmental phases: () Osteolytic stage-It is the
initial phase in which the lesion presents well-defined radiolucent
areas associated with the apical third of a tooth root; (Il) Maturation
stage-A stage characterised by the presence of radiolucent areas
containing nodular radiopaque deposits; (lll) Mature stage-A phase
characterised by a well-defined dense radiopaque area circled by a
radiolucent halo. Atthislast phase, the periodontalligament separates
the lesion from the root [8-11]. The evolution of the lesion might
take months or even years. In this case report, the initial panoramic
radiography showed a well-defined radiolucent area associated
with the root of tooth 11. The initial phases of periapical cemento-
osseous dysplasia might be misdiagnosed due to the similarity with
other periapical lesions, such as abscesses, granuloma, or periapical
cysts. These different possibilities of differential diagnosis might
lead to an unnecessary endodontic treatment. The more recent
periapical radiography of our patient showed that the lesion evolved
to the mature stage. Other different aspect of the case reported
is that the lesion seemed to be associated with the tooth root, so
no differentiation could be made between periodontal ligament and
the radiopaque area. Histologically, the lesion reported in our study
exhibited signs of sclerosis, which corroborated with the study of
Sapp JP et al,, [8].

The use of the cone-beam computed tomography to diagnose
periapical cemento-osseous dysplasia allows a more accurate
study of the lesions, mainly of the localisation regarding the roots
and condition of the cortical bone, periodontal ligament, and lamina
dura [5,12]. In our case report, the tomographic examination was
of extreme value in the observation of how the cortical bone was
being resorbed by the lesion in the labial-palatal direction. This
characteristic reveals an atypical and rare manifestation of periapical
dysplasia, which could not be seen in the panoramic radiograph.

The differential diagnosis is dependent on the developmental
stage of the lesion. For instance, when the lesion is in the mature
stage, the differential diagnosis might be cemento-ossifying
fioroma, Paget disease [13], chronic osteomyelitis [14], and
cementoma [15]. The diagnosis of the case reported in this study
was challenging, since the tooth affected by the lesion had already
received endodontic treatment, and vitality tests were no longer
useful. The final diagnosis was based on clinical, histologic, and
imaging features of the case. Cases of periapical cemento-osseous
dysplasia does not require treatment, and only clinical follow-up
is advised. However, since this case presented an aggressive
behaviour, incisional biopsy was preceded for a better diagnosis
and follow-up.

CONCLUSION

This paper shows a rare case of periapical cemento-osseous
dysplasia involving the anterior maxilla with signs of bone expansion
and root resorption, which could only be diagnosed through the
association of clinical, histological and imaging findings.
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