CASE REPORT

Odontogenic Keratocyst with Atypical and Aggressive
Behavior: Case Report
Rafael Martins Afonso Pereira1, Vitor Carvalho Rodrigues2, Gabriella Moreira dos Anjos3, Helvécio Marangon Jr.4

Abstract
Introduction: The Odontogenic Keratocyst (OKC) is a potentially destructive cyst with a high probability of recurrence. This
pathological lesion represents about 11% of all odontogenic cysts, being considered the third most common cyst of the jaws
and with a slight predilection for the male gender.
Case presentation: Clinically, patients affected by OKC are generally asymptomatic and 80% of them remain in this form for
about 2 years. The objective of this work is to report a clinical case of a 14-year-old male patient sought dental care with painful symptoms and facial asymmetry. After performing imaging tests, it was possible to observe an extensive radiolucent lesion
with cortical bone expansion associated with tooth 17, displaced by the lesion. The initial hypothesis was dentigerous cyst.
Management and prognosis: The lesion was enucleated and a diagnosis of OKC was determined after histopathological evaluation. The treatment of choice was the complete enucleation of the cyst. The OKC has a high rate of recurrence and, so, it is
necessary to know the various risk factors that can influence the reappearance of the injury. The method of treating OKC is a
controversial subject that generates much discussion.
Conclusion: The present case demonstrates that the odontogenic keratocyst can present atypical behavior and characteristics,
with the presence of bone cortical expansion, displacement of teeth, facial asymmetry and painful symptoms.
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Introduction
The Odontogenic Keratocyst (OKC) is a cyst of singular odontogenic origin, potentially destructive and with a high probability of
recurrence1. This pathological lesion represents about 11% of all
odontogenic cysts2,3, being considered the third most common
cyst of the jaws and with a slight predilection for the male gender4-6. It is a consensus in the literature that the OKC originates
from the dental lamina1, but that it can also originate from the
cells of the overlying epithelium7.
Several diseases that affect the gnathic bones have characteristics that can simulate an OKC and, therefore, it is necessary to establish them as a differential diagnosis. Traumatic bone cyst, central giant cell granuloma, odontogenic myxoma, ameloblastoma,
root cyst, residual cyst and lateral periodontal cyst are some of
these diseases8,9. When OKC is associated with an impacted tooth,
which corresponds to about 30% of cases10, the main differential
diagnosis is with the Dentigerous Cyst11. Thus, in order to arrive
at the definitive diagnosis of OKC, it is essential to perform the
histopathological examination to establish the best planning and
management for the case9. In this clinical case, the first diagnostic hypothesis considered was that of a dentigerous cyst, mainly
due to the characteristic of bone expansion associated with the
impacted tooth.

Case Report
Patient W.E.J.S, male, feoderma, 14 years old, sought dental care
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with painful symptoms and asymmetry on the left side of the face
(Figure 1). Imaging examinations of panoramic radiography and
computed tomography were performed, revealing an extensive
unilocular radiolucent lesion, with 5cm in its largest diameter, in
the region of the left mandibular branch and angle, with the presence of cortical bone expansion (Figures 2 and 3). The lesion was
associated with tooth 17, an included tooth, which was displaced
to the posterior region of the mandible (Figure 4). Due to the patient's clinical and imaging characteristics, the initial diagnostic
hypothesis was a dentigerous cyst. At the beginning of the surgi-
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cal procedure, before the initial incision, an aspiration puncture
was performed, which resulted in a dense, whitish-colored liquid
compatible with keratin (Figure 5). After the incision and curettage, the presence of a thin, friable fibrous capsule and cystic
lumen containing white solid material compatible with keratin
(Figure 6) was observed. Thus, a new diagnostic hypothesis of
odontogenic keratocyst was established. The lesion was fully enucleated (Figures 7 and 8), under local anesthesia, and sent for histopathological examination. Microscopic examination revealed
a cystic capsule with an epithelial lining of the luminal surface
composed of stratified squamous epithelium organized in 6 to 8
cell layers, with the presence of flattened, cuboidal parakeratotic
epithelial cells (Figure 9). In the basal layer, the typical palisade
organization of hyperchromatic epithelial cells was observed. The
epithelium and the interface with underlying connective tissue

were flat. Therefore, the definitive diagnosis of odontogenic keratocyst was established for the case.

Discussion
In 2005, the World Health Organization (WHO) defined OKC as a benign, intraosseous, potentially aggressive, keratocystic odontogenic
tumor (KCOT), of odontogenic origin, coated with stratified parakeratinized squamous epithelium, presenting in uni or multicystic
form12. However, in 2017, WHO reclassified KCOT into OKC based on
evidence of non-neoplastic clinical behavior4.
Clinically, patients affected by OKC are generally asymptomatic
and 80% of them remain in this way for about 2 years6. However,
when symptoms occur, pain, edema or secretion are the most frequently observed9. Due to the recurrent absence of symptoms, many

Figure 1: Patient with facial asymmetry on Figure 2: Panoramic radiography showing extensive Figure 3: Computed tomography
the left side.
radiolucent lesion.
showing the presence of cortical bone
expansion.

Figure 4: Displacement of tooth 17 to the
posterior region of the mandible.

Figure 7: Enucleation of the cystic capsule.

Figure 5: Dense, whitish liquid, resulting from
aspiration puncture.

Figure 8: Completely enucleated lesion.

Figure 6: Curettage, with the presence of
whitish solid material, compatible with keratin.

Figure 9: Microscopic slide showing a cystic
capsule covered by stratified pacific epithelium,
with the presence of flat parakeratotic epithelial
cells.

Oral and Maxillofacial Pathology Journal, Volume 11 Issue 2 (July – DecemberKDJ
2020)
– Vol. 42 • No. 4 • October 2019

71

Odontogenic Keratocyst with Atypical and Aggressive Behavior: Case Report
of the findings of OKC are made by means of routine dental radiographs13, and in the present case, the painful complaint brought by
the patient was essential for establishing a rapid diagnosis. In this
context, it is important to recognize the usual radiographic characteristics of OKC, being characterized by radiolucent lesions, with
smooth and corticalized edges, in the unilocular (most common),
or multilocular form11,13. Antero-posterior intraosseous growth13
can also be observed with unusual or nonexistent tooth displacement11. It is worth mentioning that the patient in the present case
had a unilocular lesion associated with tooth 17, with atypical aggressive behavior, since it is possible to observe, through imaging
tests, the expansion of the buccal and mandibular lingual bone
corticals.
In about 60 to 80% of clinical cases, the mandible is the bone
most affected by OKC, with the anatomical regions of the angle and
branch being the most affected6,11. These studies are in agreement
with the results presented in a recent and important systematic review and meta-analysis, in which 21% of patients are more likely to
have OKC in the posterior mandible region14. In this clinical case,
the location of the OKC is in line with the world literature, however,
the case becomes unusual in view of the patient's age, since the
age group of 30 to 40 years is the most affected2,5.
Among imaging tests, panoramic radiography is still the first
option to perform an initial assessment of lesions involving gnathic
bones. However, in order to obtain an image with better resolution
and spatial dimensioning, with more accurate measurements and
capable of showing the proximity of the lesion with adjacent anatomical structures, it is necessary to use computed tomography15,16.
In addition, it is through it that it is possible to better assess tooth
resorption and the expansion or rupture of the bone cortex caused
by OKC15.
In general, OKC treatment methods can be conservative, aggressive or radical. Marsupialization, decompression and simple
enucleation fall under conservative methods of treatment, while
cryosurgery, peripheral ostectomy and curettage with Carnoy's solution are within aggressive management. As a radical treatment,
only bone resection is considered17.
The most appropriate treatment for OKC is still a controversial
subject that generates much discussion17. Some authors defend
marsupialization and decompression because they are more conservative and, consequently, preserve important anatomical structures5,18. However, it is believed that the treatment of marsupialization is ineffective due to the high rate of associated recurrence,
and is therefore not recommended2,17. Other authors believe that
treatment should be carried out in two stages, starting with marsupialization followed by enucleation2,19. There are also authors who
advocate only conservative enucleation20, enucleation with the application of Carnoy's solution for primary OKC21 and decompression
followed by enucleation9,22,23. The only consensus in the literature
refers to the radical treatment of OKC, in which minimal recurrence
rates are observed, but a high rate of morbidity in patients2,17. In the
present case, marsupialization was initially planned followed by future enucleation. However, as it was observed in the intraoperative
period that the OKC was detaching out completely and without risk
of injury to the lower alveolar nerve, it was decided to perform the
complete enucleation of the lesion directly.
Because the OKC has a high rate of recurrence, it is necessary
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to know the various risk factors that can influence the reappearance of the injury. The probability of recurrence of OKC is twice as
high when it is multilocular22,24 and when it affects the mandible13,25.
Recurrence is directly proportional to the antero-posterior dimension of the lesion and inversely proportional to the patient's age13.
The possibility of recurrence of OKC is also directly related to the
preservation of the dental element associated with the lesion, with
a rate of 66.7%24,26. The great variability in the OKC recurrence rates
found in the literature is due to the number of patients, type of
treatment and follow-up period27. These factors provide different
rates of recurrence found in the literature, ranging from 19.8%14 to
30%2,4,24,17,28. It is known that the probability of recurrence increases
in the first five years after treatment and decreases in the first 10
years after treatment9,26. Based on this information, radiographic
monitoring is recommended once a year, for the first 5 years, and
once every 2 years thereafter9,29. In this clinical case, a rigorous clinical and radiographic follow-up was recommended, since the patient is only 14 years old and has a large unilocular anteroposterior
lesion in the mandible.

Conclusion
Contradicting the absolute majority of the world literature, this
case demonstrates that the odontogenic keratocyst can present
atypical behavior and characteristics, with the presence of cortical bone expansion, displacement of teeth, facial asymmetry and
painful symptoms. Even with the OKC showing such aggressive biological characteristics, the treatment of choice was the complete
enucleation of the cyst.
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