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Abstract: Supernumerary teeth may be encountered as an incidental finding on a radiograph. When
impacted, they may be associated with clinical signs related to different problems such as failure
of eruption, teeth displacement, root resorption or cystic lesions. They may occur in primary and
permanent dentition, in both the maxilla and mandible and can be single or multiple in patients
with syndromes. Mesiodens is the most commonly impacted tooth and appears between the central
maxillary incisors in pediatric ages. Supernumerary teeth distal to the third molar are rare, usually
impacted and referred to as a distomolar. A 46-year-old male consulted with the main complaint of
pain on the left side of the maxilla. A panoramic radiograph revealed a right impacted maxillary
fourth molar located posterior to the third molar associated with a pericoronal radiolucency. The
supernumerary tooth was removed surgically under local anesthesia and the pericoronal lesion
enucleated. Histopathological examination was consistent with the diagnosis of a dentigerous
cyst associated with an impacted distomolar. Healing was uneventful, and the patients remained
asymptomatic. The occurrence of an impacted maxillary distomolar is rare and even rarer the
association with a dentigerous cyst.
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1. Introduction

A supernumerary tooth, also called hyperdontia, is a medical condition defined by
an excess number of teeth, which can be normal or with coronary or radicular malforma-
tions [1]. According to their locations, supernumerary teeth are categorized differently:
mesiodens if located in the middle suture of the upper maxilla, paramalor if situated
buccally or palatally to one of the molars and distomolar, also known as the fourth molar, if
located behind the third molar. The latter can have a normal morphology or be dysmorphic
in shape. Distomolar teeth may partially or completely erupt, but in 92.7% of cases, they
are impacted [2]. They are considered rare, according to the literature, and the prevalence
presents geographic variations: Kurt et al. [2] reported a prevalence of 0.32% in Turkish
populations; Thomas et al. found [3] a prevalence of 2.1% in Indian populations among 1000
panoramic radiograph; in Greek populations, Mitsea et al. [4] found distomolars’ frequency
ranged from 0.84% to 0.95% in the maxilla and from 0.11 to 0.22% in the mandible. Like
any impacted tooth, complications, such as dental displacement, root resorption, infections,
cysts or tumors, can be observed [5]. The development of a dentigerous cyst associated
with an impacted supernumerary tooth is rare, but when it appears, in 90% of cases, it is
associated with a mesiodens [6].

The identification of supernumerary teeth is usually carried out using a panoramic
radiograph. Usually, the removal of the supernumerary tooth is the treatment of choice.

The aim of this article is to present a rare case of a maxillary supernumerary distomolar
associated with a dentigerous cyst.
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2. Case Presentation

A 46-year-old Indian male, known for psychotic disorders and chronic alcoholism, was
referred to our unit for severe pain (8/10 on the visual scale), which was present for three
days and located in the upper left side of the jaw. The extraoral clinical examination was
unremarkable. An intraoral examination revealed painful palpation of the left tuberosity
region, and mucosal appearance was normal. The dental examination revealed the presence
of a restorative treatment of tooth #28, responding positively to the sensitivity test and with
periodontal pockets of 7 mm.

The panoramic radiograph (Figure 1) and cranial CT scan (Figures 2 and 3) showed a
well-defined unilocular radiolucency, associated with the crown of an unerupted supernu-
merary tooth #28 (distomolar). The tooth appears dysmorphic and in a horizontal position.
The lesion is about 13 mm in diameter and projected onto the maxillary sinus floor. The
treatment plan was a surgical extraction and lesion enucleation under local anesthesia. A
full-thickness mucoperiosteal flap on the labial side was reflected, an adequate amount
of bone was removed using the rotary cutting instruments, and the fourth impacted su-
pernumerary tooth was extracted and the entire lesion enucleated. The labial flap was
repositioned and sutured. Macroscopic examination of the tooth showed a dysmorphic
crown and an irregular grayish soft fragment, measuring 1.3 cm × 0.4–1.0 cm × 0.1–0.4 cm.
Microscopic analysis of the pericoronal tissue revealed a fibrovascular connective tissue
lined in places by a non-keratinized squamous epithelium of irregular thickness, showing
a flat interface with the fibrous connective wall (Figure 4). The latter contained a few lym-
phocytes and some small dystrophic calcifications. The histological aspect was consistent
with the diagnosis of dentigerous cyst related to an impacted distomolar tooth. Healing
was uneventful, and the patient remained asymptomatic. At two weeks, clinical healing
was satisfactory, and subsequently, the patient was lost for follow-up.
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3. Discussion

Hyperdontia is a medical condition characterized by an excess of teeth. Pippi et al. [7],
analyzing the prevalence of supernumerary teeth in previous studies, found rates going
from 0.04% to 2.29%. Another study found that males were affected twice as much as
females [8].

Most supernumerary teeth are idiopathic, but they also occur in genetic syndromes,
the most common being cleidocranial dysplasia, Gardner’s syndrome, Ehlers–Danlos
syndrome, and Fabry–Anderson syndrome [9,10].

The etiology of supernumerary teeth has not been clearly elucidated. Several theories
on the etiology have been proposed in the literature. Although genetics and environmental
factors have been evoked, the most accepted theory is the hyperactivity of the dental
lamina, leading to the development of supernumerary teeth [11]. Supernumerary teeth
can appear as single or multiple and can be unilateral or bilateral [8]. According to their
morphology, they are classified into four categories: conical, tuberculate, supplemental,
and odontomatous [12]. Supernumerary teeth are located in the upper jaw in 90% of cases.
When they are located between the two upper central incisors, they are referred to as
mesiodens. Their prevalence is 46–60%, and they are then followed, in order of frequency,
by the upper molars, upper lateral incisors, mandibular premolars, and mandibular mo-
lars [11]. Distomolars are supernumerary teeth that are located distal to the molars. Their
prevalence varies between populations and ranges from 0.1% to 2.1%, and in 92.7% of
cases, they are impacted [2–4]. The pathologies frequently associated with supernumerary
teeth are: retention of adjacent teeth, dental malposition, or diastema. The development
of a dentigerous cyst associated with an impacted supernumerary tooth is rare, and in
90% of cases, is associated with a mesiodens [5,6]. According to the 2017 World Health
Organization classification, the dentigerous cyst is the most frequent odontogenic cyst, with
a prevalence of 20.6%. It affects all ages, with a peak incidence between 20 and 40 years
of age. Men are more affected [13]. Dentigerous cysts are associated with mandibular
third molars in 75% of cases, followed by maxillary canines, maxillary third molars, and
mandibular second premolars [14]. These cystic lesions, often asymptomatic, are inci-
dentally discovered on radiological exams, or, when infected, symptoms, such as pain
and swelling, may appear [15]. On radiological exam, the cyst presents as a well-defined,
unilocular radiolucent lesion, surrounding the crown of an impacted tooth, which may
be displaced. Occasionally, resorptions of adjacent teeth may be seen. True neoplasms
are known to develop in the cystic lining of dentigerous cysts, such as ameloblastomas
and adenomatoid odontogenic tumors. [16]. Nimonkar et al. [17] reported three cases of
ameloblastomas arising from dentigerous cysts in three different patients treated by wide
enucleation and chemical cauterization.

Macroscopically, the cyst is attached to the cementoenamel junction of the tooth. The
histological analysis of an uninflamed dentigerous cyst shows a thin non-keratinized squa-
mous epithelium, with a fibrous wall devoid of inflammatory infiltrate. Occasionally, the
remnants cells of Serres are present and may calcify and appear as small calcifications [14].
Dentigerous cysts are usually treated by enucleation and concomitant tooth removal [18].

After reviewing the literature, to the best of our knowledge, only two cases of dentiger-
ous cysts associated with distomolars were reported (Table 1), stressing the rarity of such
a lesion. These were all associated with mandibular distomolars. The patients were two
adult women; in one case, the cyst was asymptomatic, and in the other, it was painful and
associated with swelling. Our patient was a man and presented with severe pain.

Supernumerary molars on the dental arch are not usually associated with complica-
tions in the oral cavity. However, when they are impacted, they can cause a whole series
of pathological conditions, such as infections, carious or periodontal lesions, and cystic
development [12]. The treatment of distodens depends on the severity, and therapeutic
options are mainly surgical removal or clinical and radiological follow-up [11]. If the
supernumerary tooth is impacted and associated with one of the complications cited above,
extraction is the treatment of choice.
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Table 1. Supernumerary distomolar associated with a dentigerous cyst (cases described in the
literature).

Authors Gender Patient Age (Years) Symptoms Site Treatment

Morales ND 2018 [19] F 34 Swelling, Pain Mandibular Distomolar Enucleation
Hara et al. 2019 [20] F 43 Asymptomatic Mandibular Distomolar Enucleation
Filho et al. 2020 [21] M 30 Pain Mandibular Distomolar Enucleation

Present Case M 46 Pain Maxillary distomolar Enucleation

4. Conclusions

Supernumerary distomolars are rare, usually asymptomatic and discovered on ra-
diographs. In this article, we wanted to stress the importance of early diagnosis of these
impacted teeth since it may prevent the development of cystic lesions as in our patient.
The dentigerous cyst is considered to be a docile lesion but possesses a potential for neo-
plastic transformation. Some authors recommend radiological follow-up of distomolar
impacted teeth. Due to the pathologies associated with impacted teeth that have been
previously discussed, the extraction of these teeth is recommended since it may prevent
major complications and minimize the treatment.
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