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Odontomas are the most common odontogenic tumors, typi- 
cally diagnosed during the first two decades of life. They  
contain mixed epithelial and mesenchymal tumor-like mal- 
formations (hamartomas) composed of dental hard and soft 
tissues and can be subdivided into compound odontoma and 
complex odontoma.1 A compound odontoma is a hamartoma 
with varying numbers of tooth-like elements (odontoids),  
while a complex odontoma is a hamartoma in which enamel  
and dentin and sometimes cementum are present in a disorderly 
arrangement.1

Their exact aetiology is unknown, with suggestions of ge- 
netic mutation in a tooth germ or trauma and infection at the 
site of the lesion responsible for their appearance.1,3 Hereditary 
anomalies, such as Gardner syndrome, can give rise to such  
tumors.1 Odontomas are the most common odontogenic tumor  
in the maxilla, and investigators report their incidence as com- 
prising 22 to 67 percent of all odontogenic maxillary neoplasms, 
with an increased prevalence observed in children and adoles-
cents.4,5 It is beneficial to identify and manage odontomas early.

The purpose of this paper was to report an interesting case  
of an eight-year-old Caucasian boy who presented with an  
asymptomatic, progressive, firm swelling of the right maxilla  
with no eruption of the permanent maxillary right lateral incisor.

Case description
An eight-year-old healthy Caucasian boy was referred to the 
Department of Pediatrics, St. Thomas’ Hospital, London, U.K.,  
by his general practitioner, with the chief complaint of an un- 
erupted permanent maxillary right lateral incisor and a firm  
asymptomatic swelling of the right maxilla. His permanent max- 
illary left lateral incisor erupted one year previously. His medical  
history was clear. The patient reported no trauma to the upper 

  

region of his mouth. A clinical examination revealed a firm,  
bony swelling of the maxillary right buccal sulcus around the 
primary maxillary right lateral incisor, canine, and first molar, 
none of which were mobile (Figure 1). The swelling was cov- 
ered with normal oral mucosa and without any signs of in- 
flammation.

A panoramic radiograph revealed the presence of multiple 
small opaque tooth-like structures extending from the erupted 
permanent maxillary right central incisor to the unerupted  
permanent maxillary right second premolar (Figure 2). The per- 
manent maxillary right lateral incisor was present and impacted, 
along with the canine and first premolar. Further cone-beam 
computed tomography revealed a mixed radiolucent and radio- 
paque lesion measuring 28 x 24 x 17 mm, with a corticated 
border causing expansion and thinning of the buccal cortical  
plate (Figure 3).

The primary maxillary right lateral incisor, canine, and first 
molar were extracted to aid in visualization under general anes- 
thesia. A two-sided full-thickness mucoperiosteal flap was raised 
and reflected with minimal removal of buccal bone until the  
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Figure 1. Intra-oral clinical photograph of a bony swelling of the maxillary  
right buccal sulcus.
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calcified mass was exposed. This was carefully excised, with an  
intact lining and a large number of odontoids in various sizes 
collected. The permanent maxillary right canine and premolars 
were visualized and undisturbed; however, the lateral incisor  
was identified as embedded in the calcified mass that had  
been removed (Figure 4), which was unknown based on radio-
graphic evidence alone. There was no evidence of communica- 
tion with the maxillary antrum. The wound was cleaned with 
saline, and the flaps were approximated with Vicryl Rapide  
3/0 resorbable sutures (Johnson and Johnson, New Brunswick, 
N.J., USA). The entire mass and odontoids were sent for his- 
topathological examination.

Histopathological examination revealed multiple pieces 
of dental follicle and dentigerous cyst wall and fibrous tissue 
containing numerous partially formed odontoids. Each had 
varying proportions of dental papilla, dentin, and enamel ma- 
trix, with the crowns of some enclosed by the enamel organ  
and others enclosed by reduced enamel epithelium. The latter  

had some features reminiscent of an adenomatoid odontogenic 
tumor (AOT), and there were also some random stacked ghost  
cells. Given the anatomical position, clinical history, and ra- 
diographic examinations, the features supported a diagnosis of a 
dentigerous cystic lesion with AOT structures and a compound 
odontoma.

Discussion
Compound odontomas have a predilection toward the premax- 
illary region, while complex odontomas have a predilection  
toward the posterior mandible.1 In general, they are asymp- 
tomatic, have slow growth, and rarely exceed the size of a  
tooth.6 The present case is interesting, because of the unusually  
large size of the lesion. A study by Lee and Park found that 
compound odontomas usually vary between five to 30 mm,  
with up to 21 odontoids.7 Here, we managed a young patient  
in the first decade of his life with an odontoma containing at  
least 30 odontoids—large enough to cause expansion of cortical 
bone and impaction of permanent teeth, which contributed  
to the discovery of the lesion. In addition, large odontomas  
can give rise to the development of cystic lesions.

This case is not typical of a compound odontoma, as it dis- 
plays characteristics that can cause potential damage to adjacent 
hard and soft tissues. AOTs usually occur within tooth-bearing 
areas of the jaws and are often found in association with im- 
pacted teeth. When associated with odontomas, they are de- 
scribed as cystic lesions with AOT-like structures and an  
odontoma, as opposed to a distinct pathological condition.8 
They are infrequently reported in the literature; of the ones  
that are, most have occurred in the posterior mandible near 
the third molar, unlike the case we have presented. Vargas et  
al. reported two cases in which enamel matrix, dental papilla, 
and dentin were seen, so they preferred to define these lesions 
with limited growth and non-neoplastic potential, resembling a  
tooth in development, as adenomatoid odontogenic hamarto- 

mas.9 The hamartomas or neoplastic origin of  
this tumor is still under debate. There have  
been reported cases where the tumor can display  
aggressive neoplastic behavior, reaching large  
dimensions and having the potential to cause  
bone and tooth resorption—hence the need  
for early detection and treatment.10 Due to  
the uncertainty about the clinical behavior  
and evolution of this tumor, the patient was  
followed up closely and had signs of excellent  
healing.

Dentigerous cysts and odontomas are the 
most common odontogenic lesions occurring 
in the oral cavity; however, they are seldom  
seen concurrently. The cyst was likely formed  
from the transformation of the follicle of the  
unerupted permanent maxillary right lateral  
incisor, as it was impeded by the tumor. This  
cyst was detected only after histopathologi-
cal examination, and carries the risk of loss of  
permanent teeth, as seen in this case. There is  
also potential for the combined lesion to cause 
significant jaw destruction. Additionally, the 
possibility of neoplastic transformation to 
ameloblastoma and cyst wall invasion justifies 
complete enucleation of the cyst, highlight- 
ing the importance of radiological and histo- 
pathological examinations.11

Figure 2. A dental panoramic radiograph showing multiple small opaque  
tooth-like structures extending from the erupted permanent maxillary right  
central incisor to the unerupted permanent maxillary right second premolar.

Figure 3. Cone-beam computed tomography showing a mixed radiolucent, radiopaque lesion mea- 
suring 28 x 24 x 17mm with a corticated border causing expansion and thinning of the buccal  
cortical plate.
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In conclusion, odontomas are benign tumors with low 
growth potential that may or may not produce symptoms and  
are usually diagnosed as incidental findings on routine radio- 
logical studies, unless they cause facial asymmetry.2 They  
usually trigger delayed tooth eruption; however, these lesions 
may go undetected and remain for many years without clin- 
ical manifestation. The recommended treatment for odontomas  
is total surgical removal with a histopathologic evaluation 
to confirm the diagnosis. It is important for similar cases to  
be published to increase awareness and knowledge of the  
behavior of these types of tumors so that such lesions can be  
more clearly defined in the next classification of odontogenic 
tumors.
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Figure 4. Calcified mass and surrounding odontoids and embedded 
cystic permanent maxillary right lateral incisor surgically removed  
from the patient.


