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	  Summary

										Objective

										
										Report a case of adenomatoid odontogenic tumor of the maxilla, and to review the literature on the management of this tumor.
										

										Clinical case

										
										17-year-old female patient who attended the Maxillofacial Surgery unit at "Hospital del Carmen", Santiago de Chile. Due to increased facial volumen on the right side, persistence of tooth 5.3 and clinical abscence of tooth 1.3. Complementary studies: Orthopantomography and cone beam tomography were performed. The histopathological report of the excisional biopsy showed an adenomatoid odontogenic tumor, associated with tooth 1.3 in the maxillary region.
										

										Discussion

										
										The adenomatoid odontogenic tumor is a low prevalence benign tumor that can affect the maxillary and mandibular bone. Treatment should be evaluated based on various factors such as age, location, size, aggressiveness, among others. Conservative surgery either by enucleation or curettage is the treatment of choice, due to its low recurrence and favorable prognosis.
										

										Conclusion

										
										The adenomatoid odontogenic tumor one whose clinical, imaging, histological and location characteristics are very particular, which bring us closer to a definitive diagnosis of this lesion. It is necessary to take a biopsy and a histopathological study to reach the definitive diagnosis of the injury, due to its clinical and imaging characteristics it can be confused with other tumor or odontogenic cyst.
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										Introduction

										
										Odontogenic tumors (OT) are exclusive lesions of the maxillary, mandibular and oral mucosa; derived from mesenchymal and/or ectomesenchymal cells that are or were part of the odontogenesis process [1-5]. They include a spectrum of lesions with diverse biological behavior, ranging from innocuous hamartomatous lesions to aggressive neoplasia [6]. They correspond up to 1% of all head and neck injuries, the most common being ameloblastomas, myxomas and adenomatoid odontogenic tumor (AOT) [1-5].
										

										
										AOT corresponds to a benign TO generate by the proliferation of epithelial remains that participate in the odontogenesis process. It is characterized by slow, expansive growth associated with some included teeth, generally maxillary canines [1-3,5]. Unlike the other OT, this lesion is characterized by a mixed radiographic image, with areas of intra-lesional calcification causing large displacement of the teeth and bulging of the tables. Its treatment consists of excision of the lesion and curettage of it. It has a low recurrence rate, if the associated tooth is removed, in addition to curettage or complete enucleation of the lesion [2,4].
										

										
										The objective of this study is to report a case of AOT in the maxillary region and to review the current literature on the management of this lesion.
										

										Case Description

										
										17-year-old female, with no diseases or allergies, attends evaluation with the Maxillofacial Surgery team at "Hospital del Carmen" (Santiago, Chile) for progressive right hemimaxillary volume increase. At the extraoral examination, the increase in volume was in the right genian region, causing facial asymmetry, with clear limits and hard on palpation. Intraoral examination revealed persistence of tooth 5.3 and clinical absence of tooth 1.3. Imaging tests were requested: Panoramic radiography and cone beam tomography where a tumor mass was visualized in relation to tooth 1.3 included in the posterosuperior wall of the right maxillary sinus, 5 cm in diameter, which displaces nasal and sinus mucosa (Figure 1). The condition is explained to the patient, and it is decided to excise the lesion, including an excisional biopsy in the procedure, plus the installation of a drain.
										

										
										
											
												
												Figure 1: A) 3D reconstruction tumor mass; B) Orthopantomography pre surgical; C) Coronal cut and D) Axial cut. 
													View Figure 1
												
											

										

										
										
										
										Due to clinical and imaging evaluation, it was decided to perform excisional biopsy. First, an intraoral approach was made at the level of the fundus of the right anterosuperior maxillary vestibule. When accessing the subperiosteal plane, the lamina was almost non-existent due to the infectious process of the lesion. By means of osteotomy, a bone window was made to access the lesion and perform its enucleation together with the included canine (Figure 2). Finally, a sample of the excised tissue is taken for a histopathological study, which resulted in a lesion composed of fibrous tissue with epithelial proliferation in islets and areas with glandular duct shapes with multiple calcifications and hyaline content. Which confirmed the diagnosis of AOT. After 2 weeks the patient showed a good clinical and imaging evolution (Figure 3).
										

										
											
												
												Figure 2: A) Preoperative lateral vision; B) Preoperative superior vision; C) Intraosseous injury; D) Bone cavity post enucleation injury and E) Tooth 1.3 and tumor lesion fragments. 
													View Figure 2
												
											

										

										
										
										
											
												
												Figure 3: A) Control 2 weeks post operative and B) Orthopantomography post-operative. 
													View Figure 3
												
											

										

										
										Discussion

										
										Since ever, there has been controversy as to whether AOT is a cyst or a tumor. AOT is a perfect mimic of the dentigerous cyst (DC), both from a radiological and histopathological point of view, and in this context, numerous case reports of AOT arising from a DC have been reported [7].
										

										
										AOT is a benign tumor of slow growth, progressive, well defined, with extra and intraoral volume increase, asymptomatic, non-invasive, with a considerable number of lesions that presents perforation of the cortical bone that, frequently, misdiagnosed as a cyst odontogenic. It can displace neighboring teeth and/or delay their eruption, large lesions, produce root resorption of teeth. It should be added that faster growing lesions show a locally aggressive behavior [1-5].
										

										
										It commonly arises in the maxillary bone in a 2:1 ratio with the mandible, with a predilection for the anterior part of the maxilla over the posterior region. The teeth of greatest to least affection are canines, incisors, premolars, molars, being the permanent canine the one that is associated with 51% of cases, they can also be associated with temporary teeth, supernumerary teeth, non-erupted third molars and even odontomas. 80% of cases occur in the 2nd and 3rd decade of life approximately, with women under 30 years of age being the most affected, the ratio between women and men of 2:1 [1,2,4,7-9]. In a study from South Africa, AOT accounted for 4% of all odontogenic tumors, where women were affected six times more often than men [9].
										

										
										AOT is a rare pathology, with a prevalence close to 3% of all OT, much less frequent than odontoma, keratocyst and ameloblastoma. It has been suggested that this tumor is more of a hamartoma than a true benign neoplasm, but there is no real evidence to clarify this controversy [1,2,10].
										

										
										AOT has been classified by the OMS in 2005 as an epithelial odontogenic tumor, with a varied histoarchitectural pattern of a fibrous, mature stroma, without odontogenic ectomesenchyme, with pseudoductal structures and with induction in connective tissue of variable degree [1,3,5].
										

										
										There are two clinical variants: Intraosseous (97.7%) and extraosseous (2.3%). The first is subdivided into follicular (73% of cases) and extrafollicular (24% of cases). The Follicular has an intraosseous lesion in relation to a non-erupted tooth, approximately 60% of cases is a canine, predominantly in the maxilla. And extrafollicular (24% of cases) that has an intraosseous lesion, unrelated to the teeth; and the peripheral or extraosseous variant (0.02-2% of cases) is rare, it seems to cover a dual pathogenesis, both an "erupted intraosseous" and an "extraosseous" (gingival), where the predilection site is the anteroinferior, there is limited information on its clinical presentation and biological behavior. The most common variant is the follicular type, which is often confused with a DC [1,2,5,9,11].
										

										
										Due to its slow growth, the intraosseous can expand the bone cortex and cause facial asymmetry such as an increase in volume of hard consistency, without invading soft tissues, not very painful, so the patient consults late when there is already a true deformity [1,2,5,11].
										

										
										It has been shown that AOT originates from the gubernaculum dentis or also called accessory dental lamina, which is a preformed canal that goes from the dental follicle to the gum and that allows the eruption of the permanent tooth during the mixed dentition period, with effects inductive on connective tissue. It is also suggested that AOT may originate from epithelial debris in close proximity to the crown of a permanent tooth, some tumors may move during tooth eruption along the gubernaculum dentis [1,2,4,11].
										

										
										Histology of AOT shows great cellular and architectural variability. The most characteristic histopathological study shows cuboidal or spindle-shaped epithelial cells of odontogenic epithelium, which form aggregates or rosette-shaped structures with minimal connective tissue; This structure is surrounded by a well-developed connective tissue stroma with thin-walled vessels, with the presence of a thin epithelial layer and low cuboidal or columnar cells that form structures similar to glandular ducts [2,4].
										

										
										AOT radiologically is seen as a unilocular cystic lesion, which encloses the non-erupted tooth [12]. The intraosseous variant can show different appearances and, frequently, a radiolucency or a mixed radiolucent-radiopaque unilocular image is observed, well demarcated, with a well-defined sclerotic edge of bone, or a smooth cortical bone, associated with the crown and in some cases part of the root of an unexplored tooth imitating a DC, but differs from the latter, since DC does not involve the root [2]. No differences were found when comparing the clinical-radiological characteristics of the follicular, extrafollicular and peripheral variants [3].
										

										
										Radiographic findings of different tumors show similar-looking lesions, so a differential diagnosis should be made with a DC, calcifying odontogenic cyst, calcifying epithelial odontogenic tumor, unilocular ameloblastoma, ameloblastic fibro-odontoma, keratocystic odontogenic tumor, and an odontoma [2].
										

										
										Treatment consists of conservative surgical management of the tumor, including extraction of the included tooth and curettage or enucleation, since it is not locally invasive, well encapsulated, gives easy cleavage, and recurrences are rare [2,4].
										

										
										However, in large tumors, partial or bloc resection may be required, or there may be a risk of pathological fractures. It is convenient to do guided tissue regeneration using lyophilized bone and membranes, especially in large bone cavities [2].
										

										Conclusion

										
										AOT corresponds to a rare lesion that represents between 2-7% of OT behind ameloblastoma and keratocyst, its clinical, radiological, histological characteristics and location are very particular, which bring us closer to a definitive diagnosis of this injury, in this clinical case.
										

										
										As happened with this case, AOT has a higher prevalence in female persons, young people between the 1st and 3rd decade (10-25 years), whose most common location is in the maxilla (2:1) anterosuperior (canine area), appearing generally associated with canine included.
										

										
										Radiologically, it presents a mixed type of pattern due to intralesional calcifications, well defined associated with canine. However, it does not have a good cleavage plane at the level of the nostril, therefore, drainage is left.
										

										
										As diagnostic, the histological pattern is found that corresponds to an epithelial proliferation encapsulated with "swirling" cells and forming structure like ducts, with eosinophilic material. It presents variable degrees of inductive changes at the connective tissue level. This tumor can be partially cystic and even in some cases associated with odontomas, for which a good clinical and imaging examination is essential.
										

										
										Although the characteristics of the lesion are very prone to AOT, it is imperative to take a biopsy and the corresponding histopathological study since in many cases this lesion could be confused with a keratocyst, DC, or an ameloblastoma.
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