@ OPEN ACCESS
Saudi Journal of Pathology and Microbiology

Abbreviated Key Title: Saudi J Pathol Microbiol

ISSN 2518-3362 (Print) |ISSN 2518-3370 (Online)

Scholars Middle East Publishers, Dubai, United Arab Emirates
Journal homepage: https://saudijournals.com

Multiple Complex Odontomas in Maxilla and Mandible: A Rare Case
Report

Latha Mary Cherian®, Swathi Sanil®", Krishnapriya, S?, Manjusha Mohanan?, Sudha, S?, Binuja Elsa Varghese®

IMDS Oral Pathology and Microbiology, Professor and HOD, Department of Oral Pathology and Microbiology, Government Dental
College, Gandhinagar P. O. Kottayam, Kerala 686008, India

ZJunior Resident, Department of Oral Pathology and Microbiology, Government Dental College, Gandhinagar P. O. Kottayam,
Gandhinagar P. O. Kottayam, Kerala 686008, India

3Senior Resident, Department of Oral Pathology and Microbiology, Government Dental College, Gandhinagar P. O. Kottayam,
Gandhinagar P. O. Kottayam, Kerala 686008, India

DOI: 10.36348/sjpm.2022.v07i11.001 | Received: 23.09.2022 | Accepted: 30.10.2022 | Published: 03.11.2022

*Corresponding author: Swathi Sanil
Junior Resident, Department of Oral Pathology and Microbiology, Government Dental College, Gandhinagar P. O. Kottayam,
Gandhinagar P. O. Kottayam, Kerala 686008, India

Abstract

Odontomas are among the most common type of benign odontogenic tumors comprising 22% of all odontogenic tumors
of the jaws. Rather than true neoplasm, odontomas are considered to be hamartomas. Usually odontomas are found to be
asymptomatic, although a few incidences of swelling, delayed eruption of permanent tooth and in severe cases, infection
or lymphadenopathy has been reported. Multiple complex odontomas pose a therapeutic challenge in some cases
especially in the mandible due to proximity of vital anatomic structures. They have also been associated with
complications like cystic transformation. Here we are presenting a case of multiple complex odontomas in the maxilla
and mandible in a 32-year-old male patient.
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etiologic factors such as local trauma and infection.
INTRODUCTION Genetic factors are also another one of the suggested

Odontomas are among the most common type causes [7].

of benign odontogenic tumors. Rather than true
neoplasm, odontomas are considered to be
developmental anomalies (hamartomas) [1]. Paul Broca
in the year 1867 coined the term odontoma. He defined

odontomas as ‘tumors formed by the overgrowth of posterior mandibular regions. Complex odontomas are
transitory or complete dental tissues [2]. Odontomas are found more commonly in the area of the second and

mixed Qdonfcogenic tumors since they are composed of third lower molars (34%) [8-10]. This case report
both epithelial and mgsenchymal dental hard tissues [3, describes a rare case of multiple complex odontomas
4]. They are predominantly composed of enamel and involving both jaws in a 32-year-old male. Informed

derlmnlalong with variable amount of cementum, and written consent was obtained from the patient regarding
pulp [1]. the use any of accompanying images and publication of
this report.

The odontomas are usually found have a
higher rate of incidence in the areas of the upper
incisors and canines, followed by the anterior and

The WHO, in 2005, categorized odontomas
based on the radiographic features into 2 types: 1)
complex odontoma which are calcified irregular mass
not resembling teeth and 2) compound odontoma which
are calcified mass bearing resemblance to the teeth [5].
Complex odontomas are less common when compared
to the compound variety in the ratio of 1:2 [6]. The
occurrence of odontomas have been attributed to

CASE REPORT

A 32-year-old apparently healthy male patient
was referred to Department of Oral Pathology and
Microbiology with a complaint of mild pain on the right
side of mandible. The patient’s medical, family and
dental history were non-contributory. The patient was
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found to be healthy on general physical examination.
No evident swelling was noted on extraoral
examination. Intraoral examination revealed
supraerupted 18, missing 48 and a whitish mass present
in 48 region (Figure 1). On palpation the mass was
found to be tender and hard in consistency.
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Fig 1: Intraoral photograph showing a whitish mass
present in 48 region

Panoramic radiograph showed well defined
radiopaque lesion involving crown portion of 48 and
extending from root towards ramus of mandible
approximately 3 to 3.5 cm below the right sigmoid
notch. Radiopacity was also noted in relation to mesial
root of supraerupted 18.
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Fig 2: Panoramic view showed well defined
radiopaque lesion involving crown portion of 48
extending from root towards ramus of mandible and
mesial root of supraerupted 18

Based on all these clinical and radiological
examination findings, a provisional diagnosis of
complex odontoma was made. The patient was
convinced for surgery after being made aware of the
existing pathology. Haematological investigations were
done and values were found to be within normal range.
Written informed consent from the patient was obtained
prior to the surgical procedure. Surgical excision of the
mass was performed under local anasthesis along with
removal of supraerupted 18 and impacted 48.

The gross specimen consisted of eight hard
tissue bits of which two were retrieved from 18 region
and six were from 48 region. The specimen included
three fractured tooth segments of 48, one large(2 x 1.4 x
0.8cm), three medium(1 x 1 x 0.5cm) and one small(0.4
x 0.3 x 0.2 cm) (Figure 3) irregular masses of calcified
hard tissue bits. They were send for histopathological
evaluation after decalcification.

Fig 3 (a and b): Gross specimen showing five irregular masses of calcified hard tissue bits

Histopathological examination of H and E
stained decalcified sections revealed haphazardly
arranged dentine gobules. Loose connective tissue
resembling pulp was noted in close association with the
dentinal tissue. Bony trabeculae with lacunae

containing osteocytes and intervening fibrofatty
connective tissue were noted in some bits. The
histopathological features were suggestive of “Complex
Odontoma”.
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Fig 4 (a and b): H & E stained sections showing haphazardly arranged dentine gobules with loose connective
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tissue resembling pulp was noted in close association with the dentinal tissue in 10x(a) and 40x(b)

DISCUSSION

Odontomas comprises 22 % of all odontogenic
tumors of the jaws [11]. Odontomas are slow growing,
expansile lesion commonly occurring in the second and
third decades of life. Even though odontomas are
among the most common odontogenic tumors, the
occurrence of multiple odontomas are rare, usually
being associated with some systemic syndromes such as
familial adenomatous polyposis [9, 12]. There has been
only 15 reported cases of multiple odontomas, out of
which only nine were complex odontomas [13]. Usually
odontomas are found to be asymptomatic, although a
few incidences of swelling, delayed eruption of
permanent tooth and in severe cases, infection or
lymphadenopathy has been reported [14]. In most of the
cases odontomas are detected incidentally on routine
radiographic examinations [15]. The complex form of
odontomas are less common than the compound type,
known to occur mostly in the posterior mandibular
region. The male/female ratio in complex odontomas
has found to vary from 1:0.8 to 1.6:1. Complex
odontomas were reported to measure around 1-2 cm in
diameter according to majority of the literature [7]. In
the present case they measured around the same size.

The complex odontomas are more frequently
associated with unerupted teeth [16]. They rarely erupt
into the oral cavity but when this occurs, it is different
from a normal tooth eruption. This is due to lack of the
periodontal ligament. Increase in size can lead to the
sequestration of the overlying bone, causing pressure
and possible movement in the occlusal direction,
leading to eruption. In this case retention of the right
third molar was noted [17].

The exact etiology of odontomas remains
unknown. A history of trauma to the deciduous
dentition, as well as inflammatory and infectious
processes have been associated with occurrence of
some odontomas. They have also been attributed to
hereditary anomalies like Gardner’s syndrome and
Hermann’s syndrome, alterations of the genetic
components  responsible  for  controlling  tooth
development, or odontoblastic hyperactivity [18].

Torreti et al., suggested the role of mature ameloblast in
the etiology of odontomas. According to him these
specialized cells have potential of giving rise to tumors
with wide variation in their appearance and content
[19]. According to Fijerskov et al., cell rest of serres of
the retained tooth with some epithelial islands have the
capability of undergoing proliferation giving rise to
odontomas [20].

Another aspect of the etiology of odontomas is
the extraneous odontogenic epithelial cells.[13] The
division of the tooth buds occur into several parts, they
may develop individually to form numerous, closely
positioned malformed teeth or tooth-like structures.
When the buds develop without such uncommon
division and consists of haphazard collection of dental
tissues, they give rise to complex odontomas [21].
Recently, a possible genetic etiology was suggested in a
study by Ziebart T et al.,, for multiple odontomas.
According to his study a gain of function may be
conferred to FGF3 and FGF4 genes on the partial
duplication of chromosome 11 g13.3 [22]. In this case
there was no relevant family history, history of trauma
nor was the patient associated with any syndromes.

The differences between the complex and
compound type of odontomas cannot be ascertained
only by visual examination of the lesions, as the
odontomas usually lie in the bone and do not usually
exhibit any outward signs, such as expansion of the
bone. Even in the rare instances of odontomas erupting
into the oral cavity, differentiating between them
visually is difficult as the surface appearances of both
types are similar [23]. Radiographic examination has
been deemed as an effective method of discriminating
between the two types clinically. Well-organized
malformed teeth or tooth-like structure are noted in case
of compound odontome. Complex odontoma presents
as a well-demarcated radiopaque mass consisting of less
well-organized dental tissue, occasionally surrounded
by a narrow, radiolucent zone. Another useful
procedure in the effort to establish a definite diagnosis
is microradiography. It enables the recognition of
histologic structures based on their differences in
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radiopacities and/or radiolucencies [24]. Micro-CT has
also been widely employed in many academic fields as
a relatively new method of high-resolution three-
dimensional imaging [25].

The indicated treatment for the odontoma is
surgical excision. The fibrous capsule surrounding the
odontomas facilitates easy dissection of the lesion away
from the surrounding bone. Curettage of the region is
done to prevent the possibility of cystic degeneration
[26].

CONCLUSION

Multiple  complex odontomas pose a
therapeutic challenge in some cases especially in the
mandible due to proximity of vital anatomic structures.
They have also been associated with complications like
cystic transformation. The present case shows five
complex odontomas involving both maxilla and
mandible. Surgical intervention was done and the
odontomas along with 18 and impacted 48 were
extracted. They have a favorable prognosis with rare
chances of recurrance.

REFERENCES

1. Neville, B. W., Damm, D. D., Allen, C. M., & Chi,
A. C. (2015). Oral and maxillofacial pathology:
Elsevier health sciences. United States, 674-675.

2. Shafer, W. G., Hine, M. K., & Levy, B. M. (1993).
Tumors and cysts of odontogenic origin. In: Shafer
WG, Hine MK, Levy BM, editors. A Textbook of
Oral Pathology. 4th ed. Philadelphia: WB Saunders
Co; p. 258-317.

3. Regezi, J. A., Sciubba, J. J., & Jordan R. C. (2016).
Oral pathology: clinical pathologic correlations.
Elsevier Health Sciences.

4. Barnes, L., Eveson, J. W., Sidransky, D., Reichart,
P., editors. (2005). Pathology and genetics of head
and neck tumours. IARC.

5. Kumar, B. P., Koduru Nikhila, G. S., & Devi, V.
V. (2019). Complex Odontoma--A Case Report.
Indian J Dent Adv, 11(3), 112-126.

6. Vengal, M., Arora, H., Ghosh, S., & Pai, K. M.
(2007). Large erupting complex odontoma: a case
report. Journal of the Canadian Dental
Association, 73(2).

7. Reichart, P., & Philipsen, H. P.
(2004). Odontogenic tumors and allied lesions.
Quintessence publishing company.

8. Owens, B. M., Schuman, N. J., Mincer, H. H,,
Turner, J. E., & Oliver, F. M. (1997). Dental
odontomas: a retrospective study of 104 cases. The
Journal of clinical pediatric dentistry, 21(3), 261-
264.

9. Ilwamoto, O., Harada, H., Kusukawa, J., &
Kameyama, T. (1999). Multiple odontomas of the
mandible: a case report. Journal of oral and
maxillofacial surgery, 57(3), 338-341.

10. Miki, Y., Oda, Y., lwaya, N., Hirota, M., Yamada,
N., Aisaki, K., .. & Komiyama, K. (1999).
Clinicopathological studies of odontoma in 47
patients. Journal of oral science, 41(4), 173-176.

11. Shekar, S. E., Rao, R. S., Gunasheela, B., &
Supriya, N. (2009). Erupted compound
odontome. Journal of oral and maxillofacial
pathology: JOMFP, 13(1), 47.

12. Wijn, M. A, Keller, J. J., Giardiello, F. M., &
Brand, H. S. (2007). Oral and maxillofacial
manifestations of  familial adenomatous
polyposis. Oral diseases, 13(4), 360-365.

13. Botelho, J., Machado, V., Gomes, J. C., Borrecho,
G., Maia, P., Mendes, J. J., & Salvado, F. (2019).
Multiple complex odontomas of the mandible: A
rare case report and literature
review. Contemporary Clinical Dentistry, 10(1),
161.

14. Hidalgo Sénchez, O., Leco Berrocal, M. I., &
Martinez Gonzalez, J. M. (2008). Metaanalysis of
the epidemiology and clinical manifestations of
odontomas. Med Oral Patol Oral Cir Bucal,
13(11), E730-734.

15. Amado Cuesta, S., Gargallo Albiol, J., Berini
Aytés, L., & Gay Escoda, C. (2003). Revisién de
61 casos de odontoma. Presentacién de un
odontoma complejo erupcionado. Medicina Oral,
2003, vol. 8, num. 5, p. 366-373.

16. Buchner, A., Merrell, P. W., & Carpenter, W. M.
(2006). Relative frequency of central odontogenic
tumors: a study of 1,088 cases from Northern
California and comparison to studies from other
parts of the world.Journal of oral and
maxillofacial surgery, 64(9), 1343-1352.

17. Boffano, P., Zavattero, E., Roccia, F., & Gallesio,
C. (2012). Complex and compound
odontomas. Journal of Craniofacial Surgery, 23(3),
685-688.

18. Ali Azhar, D., Kota, M. Z., & EI-Nagdy, S. (2013).
An unusual erupted complex composite odontoma:
a rare case. Case reports in dentistry, 2013.

19. Torreti, E. F., & Carrel, R. (1983). Compound
odontoma in a twelve-year-old girl. ASDC journal
of dentistry for children, 50(5), 376-378.

20. Fejerskov, O., editor. (1979). Histology of the
Human Tooth. Munksgaard.

21. Lee, C. H., & Park, G. J. (2008). Complex and
compound odontomas are clinico-pathological
entities. Basic and Applied Pathology, 1(1), 30-33.

22. Ziebart, T., Draenert, F. G., Galetzka, D.,
Babaryka, G., Schmidseder, R., Wagner, W., &
Bartsch, O. (2013). The original family revisited
after 37 years: odontoma—dysphagia syndrome is
most likely caused by a microduplication of
chromosome 11q13. 3, including the FGF3 and
FGF4 genes. Clinical oral investigations, 17(1),
123-130.

23. Kaneko, M., Fukuda, M., Sano, T., Ohnishi, T., &
Hosokawa, Y. (1998). Microradiographic and

© 2022 |Published by Scholars Middle East Publishers, Dubai, United Arab Emirates 397



Latha Mary Cherian et al; Saudi J Pathol Microbiol, Nov, 2022; 7(11): 394-398

24.

25.

microscopic investigation of a rare case of complex
odontoma. Oral Surgery, Oral Medicine, Oral
Pathology, Oral Radiology, and
Endodontology, 86(1), 131-134.

Stafne, E. C. (1953). Value of roentgenograms in
diagnosis of tumors of the jaws. Oral Surgery, Oral
Medicine, Oral Pathology, 6(1), 82-92.

Rahli, F. J., Kuhn, G., Evison, R., Miller, R., &
Schultz, M. (2007). Diagnostic value of micro-CT

26.

in comparison with histology in the qualitative
assessment of historical human skull bone
pathologies. American  Journal of  Physical
Anthropology, 133(4), 1099-1111.

Rumel, A., De Freitas, A., Birman, E. G., Tannous,
L. A, Chacon, P. T. Z.,, & Borkas, S. (1980).
Erupted complex odontoma. Dentomaxillofacial
radiology, 9(1), 5-9.

© 2022 |Published by Scholars Middle East Publishers, Dubai, United Arab Emirates

398



