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Abstract

The adenomatoid odontogenic tumor is a benign epithelial pathology that comprises 3 to 7% of odontogenic tumors. It
has the characteristic of slow and progressive growth and almost no symptoms, being more frequent in women
especially in the first two decades of life. Also, the anterior region of the maxilla is the anatomical location mostly
affected. A white female patient, 16 years old, presented absence of the canine, first, and second maxillary premolars
on the right side, prolonged retention of the right upper deciduous second molar, volumetric increase in the buccal and
palatal alveolar ridge with extension to the bottom of the right maxillary vestibule, being diagnosed after the
incisional biopsy as an adenomatoid odontogenic tumor. Considering the clinical and radiographic examination, it was
decided to perform decompression of the lesion before performing enucleation and curettage.

Keywords: Odontogenic tumors; Diagnosis differential; Conservative treatment.

Resumo

O tumor odontogénico adenomatdide é uma patologia epitelial benigna que compreende de 3 a 7% dos tumores
odontogénicos. Tem a caracteristica de crescimento lento e progressivo e quase sem sintomas, sendo mais frequente
em mulheres principalmente nas duas primeiras décadas de vida. Além disso, a regido anterior da maxila é a
localizacdo anatdbmica mais afetada. Paciente feminina, branca, 16 anos, apresentava auséncia dos caninos, primeiro e
segundo pré-molares superiores do lado direito, retengdo prolongada do segundo molar superior deciduo direito,
aumento volumétrico na crista alveolar vestibular e palatina com extensdo para baixo do vestibulo maxilar direito,
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sendo diagnosticado apds a bidpsia incisional como tumor odontogénico adenomatoéide. Considerando o exame
clinico e radiografico, optou-se pela descompressdo da lesdo antes da realizacdo da enucleacdo e curetagem.
Palavras-chave: Tumores odontogénicos; Diagnostico diferencial; Tratamento conservador.

Resumen

El tumor odontogénico adenomatoide es una patologia epitelial benigna que comprende del 3 al 7% de los tumores
odontogénicos. Tiene la caracteristica de crecimiento lento y progresivo y casi sin sintomas, siendo mas frecuente en
mujeres especialmente en las dos primeras décadas de vida. Ademas, la region anterior del maxilar es la localizacion
anatdmica més afectada. Paciente mujer de raza blanca, 16 afios, que presentd ausencia de canino, primer y segundo
premolares superiores del lado derecho, retencién prolongada del segundo molar deciduo superior derecho, aumento
volumétrico del reborde alveolar bucal y palatino con extension hacia abajo. del vestibulo maxilar derecho, siendo
diagnosticado tras la biopsia incisional como un tumor odontogénico adenomatoide. Teniendo en cuenta el examen
clinico y radiogréafico, se decidio realizar la descompresion de la lesion antes de realizar la enucleacién y legrado.
Palabras clave: Tumores odontogénicos; Diagnéstico diferencial; Tratamiento conservador.

1. Introduction

The adenomatoid odontogenic tumor is a benign epithelial pathology that comprises 3 to 7% of odontogenic tumors. It
was considered a variant of ameloblastoma called “odontoameloblastoma” or “ameloblastic adenomatoid tumor” until 1948
when Stafne published it as a distinct entity (Stafne, 1948; Neville et al., 2004; Manohar et al., 2020).

It has the characteristic of slow and progressive growth and almost no symptoms, being more frequent in women
especially in the first two decades of life. Also, the anterior region of the maxilla is the anatomical location mostly affected
(Neville et al., 2004; Leon et al., 2005; Avelar et al., 2008; Roza et al., 2020).

Regarding the radiographic characteristics, it is presented with a delimited unilocular radiolucent aspect and is usually
associated with an unerupted tooth (Louredo et al., 2017; Dwivedi et al., 2019; Camara et al., 2016). Most AOTs does not
exceed 3 cm in their largest diameter, although it is possible a presentation with greater extent (Mohamed et al., 2010).

From the histopathological point of view, this odontogenic tumor is involved in a fibrous capsule, with a solid central
region or with cystic alterations. It has spindle-shaped epithelial cells that form a cord that is similar to rosettes around a
central space that may be empty or with eosinophilic material. Another characteristic of this lesion is scarce or even absent
ducts that consist of a space circumscribed by a layer of epithelial or cubic cells (Neville et al., 2004).

The adenomatoid odontogenic tumor is classified into two types: peripheral and intraosseous. The peripheral has as
differential diagnosis an epulis connected to the labial gingiva. The intraosseous type is subdivided into follicular that involves
an impacted tooth (almost always diagnosed as a dentigerous cyst) and the extrafollicular which is the opposite of the follicular
one and is often diagnosed as a root residue or periodontal cyst (Philipsen e Reichart, 1999).

The histopathological presentation helps to choose the most conservative therapy. Its treatment consists of removing
the lesion through curettage or enucleation without major difficulties because it has a fibrous capsule that stands out easily
(Philipsen e Reichart, 1999). Thus, the objective of this paper is to present a case of a patient that occurred in the city of
Campo Grande, Mato Grosso do Sul, diagnosed as an adenomatoid odontogenic tumor, as well as the surgical technique used

and its prognosis.

2. Methodology

In order to do this observational study, a signed consent for treatment, image use, and scientific exposure was

obtained from the patient. Furthermore, all ethical procedures considering a case report were respected.

3. Case Report

A white female patient, 16 years old, attended the Clinic Complex of the School of Dentistry of the Federal University
2


http://dx.doi.org/10.33448/rsd-v10i4.13958

Research, Society and Development, v. 10, n. 4, €11310413958, 2021
(CC BY 4.0) | ISSN 2525-3409 | DOI: http://dx.doi.org/10.33448/rsd-v10i4.13958

of Mato Grosso do Sul, Brazil (FAODO - UFMS) looking for dental care. The patient reported that she had “teeth that did not
appear yet and a swelling in the same region for approximately 4 months”.

During anamnesis, it was reported that the patient did not have any systemic comorbidity and noted the delay in “teeth
appearing in the mouth” about 4 months ago. She denied pain complaints, referring only to aesthetic complaints when smiling.

The extraoral physical examination showed no alterations. The oroscopy showed absence of the canine, first, and
second maxillary premolars on the right side, prolonged retention of the right upper deciduous second molar, volumetric
increase in the buccal and palatal alveolar ridge with extension to the bottom of the right maxillary vestibule. Upon palpation,
the region was dense, painless, with normal temperature and coloration.

In the panoramic radiography examination, a radiolucent lesion was observed, well delimited in the region of the right
maxilla, with approximately 2 cm in its largest diameter, presence of the canine, first and second upper premolars inside of the
lesion.

Considering the clinical and radiographic examination, the differential diagnoses were: dentigerous cyst, adenomatoid
odontogenic tumor, and odontogenic myxoma. Thus, it was decided to perform an incisional biopsy for diagnosis.

An intraosseous incisional biopsy was performed under local anesthesia and, simultaneously, a device for
decompression of the lesion was installed. The device placed aimed to provide decompression of the lesion, due to the

transoperative characteristics suggesting an odontogenic lesion (Figure 1).

Figure 1 - Clinical and radiographic aspects of the adenomatoid odontogenic tumor. (A) Panoramic radiographic examination
showing the presence of a radiolucent lesion, well delimited in the region of the right maxilla, with approximately 2 cm in its
largest diameter and the presence of the canine, first, and second premolars inside of the lesion. (B) Preoperative appearance
highlighting the presence of a volumetric increase in the vestibular and palatal alveolar ridge with extension to the bottom of
the right maxillary vestibule. (C) Surgical access to perform the incisional biopsy. (D) Installation of a device for

decompression of the lesion.

Source: Authors.

In the histopathological analysis, the piece showed multiple fragments of soft tissue, with an irregular shape, brownish
color, friable and fibrous consistency. Also, multiple fragments of hard tissue, brownish color, and hardened consistency.
Microscopically, the histological sections revealed a fragment of an odontogenic lesion characterized by scarce cell strands,

nests, and ductiform structures formed by epithelial cells, sometimes cubic, sometimes cylindrical. Eosinophilic and
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amorphous material, as well as areas of calcification, were observed in the middle of the epithelial arrangement. The stroma of
the lesion comprised most of the specimen and was composed of fibrous connective tissue and areas of bone neoformation
with irregular trabeculae. Hemorrhage areas complete the histological picture. Thus confirming the diagnosis of Adenomatoid

Odontogenic Tumor (Figure 2).

Figure 2 - Histological aspects. The figure below shows the histopathological characteristics of the studied lesion. (A)
Dystrophic calcification areas amid epithelial proliferation. Hematoxylin-eosin (HE), 200x. (B) Fusiform epithelial cell nests in
fibrous connective tissue stroma. HE, 200x. (C) Ductiform spaces of varying sizes, lined by a single layer of cubic cells. HE,
200x.

Source: Authors.

In the 7-day postoperative follow-up, no signs of infection were observed. The vestibular volumetric increase in the
right maxilla was in regression, the second right upper deciduous molar presented mobility, and the beginning of the eruption
of the first upper premolar on the right side could be seen. The decompression device was removed and the patient was
instructed to perform oral hygiene and irrigation of the fistula with 0.9% saline solution.

Considering the clinical improvement with regression of the lesion and the beginning of the eruption of the impacted

tooth, a new surgery for enucleation associated with curettage was performed to preserve the impacted teeth.
In a 3-month follow-up, the patient had no complaints. Intra-oral regression of volumetric increase in the right maxilla and
partial tooth eruption were observed®*. Radiographic examination showed regression of the lesion and new bone formation in
the right maxilla. The patient was referred for orthodontic treatment and is still on clinical and radiographic follow-up (Figure
3).
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Figure 3 - Radiographic aspects after 3 months of conservative surgical treatment. Local bone neoformation and impacted
tooth displacement.

Source: Authors.

4. Discussion

The adenomatoid odontogenic tumor is one of the lesions commonly mentioned in epidemiological studies on
odontogenic tumors (Aregbesola et al., 2018; Ahire et al., 2018; Nalabolu et al., 2017). A retrospective study by Philipsen
shows that the intraosseous follicular clinical variant that is reported in this case, represents 70.8% of the cases of AOT
(Philipsen et al., 2007).

This pathology is also called a "two-thirds tumor" because two-thirds occur in young women, two-thirds of the cases
involve the maxilla, two-thirds are related to unerupted teeth and two-thirds occur with canines. Usually, the teeth involved are
impacted and the adjacent teeth may be slightly dislocated (Katiyar et al., 2019). All of these findings were present in the
report in question, in addition to the involvement of the upper premolars on the right side.

Enucleation and curettage is the most common treatment modality for AOT (Vasudevan et al., 2012). This type of
neoplasia does not need extensive surgery because it has characteristics of benignity. It is usually a well-defined lesion, since
the capsule is not so adhered to the surrounding bone and the recurrence rate is low (Neville et al., 2004; Erdur et al., 2016).

The histogenesis of AOT is still uncertain; there is a question as to whether it represents anomalous hamartomatous
growth or a true benign neoplasm (Shaikh et al., 2018). In 2005, WHO defined the histological type of the adenomatoid
odontogenic tumor describing it as a tumor composed of the odontogenic epithelium with a variety of histological patterns
within a stroma of connective tissue (Castillejos et al., 2015). Histopathological examination for diagnosis is essential since
AOT presents clinical similarities with other oral lesions of more common occurrence.

Due to the characteristics of the lesion, the patient's age, space for the eruption of the teeth, and low recurrence rate of
adenomatoid odontogenic tumors, decompression was performed, followed by enucleation and curettage. As a result, in the
follow-up consultations we observed the regression of the lesion, new bone formation in the periphery as well as irruptive
movements of the impacted teeth.

5. Conclusion

Even though the treatment of choice for Adenomatoid Odontogenic Tumor is surgical excision associated with
curettage, and it presents a good prognosis without incidences of recurrence, in the case presented, the incisional biopsy and
decompression procedure using a device was a good option of treatment before enucleation and curettage, once it reduced the
size of the tumor enabling a less aggressive treatment.

It is important to note that this is a unique clinical case, with its scientific limitations. Thus, more work must be done
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to increase statistical reliability.
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