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Osseous choristomas, characterized by ectopic bone, are rare and typically found in the head and neck,
particularly on the tongue. This report describes a unique case of an osseous choristoma in a 63-year-old
male with an unusual posterior tongue location. An incidental base of tongue (BOT) mass was discovered
during a bronchoscopy for lung biopsy. Physical examination revealed a 3-4 cm pedunculated mass at the
root of the tongue posterior to the foramen cecum. The patient had a significant 60-pack-year smoking
history. A biopsy confirmed the diagnosis of osseous choristoma. The mass was surgically debulked using an
intraoral approach. Histopathology revealed findings consistent with osseous choristoma. Intraoral osseous
choristomas are exceedingly rare, with fewer than 100 cases reported. This case is unusual due to the
patient's older age, male gender, and the mass's posterior location. Surgical excision remains the treatment
of choice, with recurrence being rare. This case adds to the limited literature on osseous choristomas by
documenting an atypical presentation. The report underscores the importance of considering choristomas in
differential diagnoses, regardless of patient age or lesion location, and highlights the efficacy of patient-
centered surgical approaches in managing these rare lesions.
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Introduction

Choristoma describes the presence of histologically normal tissue placed at an atypical location. These are
benign lesions that coexist with the native tissue in the correct anatomical location. Choristomas can be
characterized by tissue type and anatomical location. There are several case reports of choristomas
presenting in the oropharynx, orbit and eye, central nervous system, and middle ear [1-4]. The classification
of histologically normal tissue that appears at the abnormal site has an extensive range and presents with no
recognizable pattern. For instance, Rinaldo et al. report a choristoma of the middle ear where a salivary
gland is recognized [4]. These heterotopic lesions are arbitrary in terms of tissue type and anatomical
location.

Osseous choristomas are distinguished by the presence of ectopic bone [5]. Although rare, these bone masses
are often found in the head and neck region, specifically on the tongue's surface, the cervical neck region,
and the nasopharynx or oropharynx [5-7]. A review on osseous choristomas mentions that females are
predominantly affected at a 4:11 ratio and that the average age of presentation is 28.7 years [8]. Adhikari et
al. describe that osseous choristomas are often located on the posterior tongue anterior to the foramen
cecum near the circumvallate papillae [9]. Here, we present a patient outside the typical osseous choristoma
demographic with a mass at an unusual location. Specifically, this patient is a 63-year-old male with an
osseous choristoma located at the base of the tongue positioned posterior to the foramen cecum.

Case Presentation

The patient described in this case report is a 63-year-old male who was referred to the otolaryngology
department after a base of tongue (BOT) mass was discovered incidentally on a bronchoscopy during a lung
biopsy procedure. The patient presented with years of globus sensation that had not been previously worked
up. Associated symptoms included intermittent dysphagia and a chronic cough. The patient denied any
throat pain, bleeding, hoarseness of voice, weight loss, and neck fullness. The patient had a significant 60-
pack-year smoking history.

On clinical examination, the lips and oral cavity were moist without any lesions and displayed appropriate
mobility. The oropharynx showed pink smooth mucosa with smooth posterior pharyngeal walls. The hard
and soft palate was intact without the presence of bony prominences, and the uvula was midline. On
palpation of the neck, there was no evidence of a mass or lymphadenopathy. The thyroid gland was palpated
with an anterior approach and did not reveal any nodules, enlargement, or masses. Based on the patient's
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history and prior bronchoscopy results, a flexible fiberoptic endoscope was performed to visualize the
nasopharynx, oropharynx, hypopharynx, and larynx. In the oropharynx, there was a 3-4 cm pedunculated
midline mass at the root of the base of the tongue (BOT) that was positioned posterior to the foramen cecum
(Figure 1). After visual inspection of the mass with laryngoscopy, a biopsy was taken and sent for routine
live pathology.

FIGURE 1: Oropharynx image of the patient

Pedunculated midline mass (3-4 cm) at the root of the base of the tongue (BOT) indicated by the arrow.

Due to the unanticipated nature of the mass, and after decalcification, the biopsy specimen consisted of four
firm, smooth-surfaced, gray-tan pieces with an aggregate measurement of 1.8 x 1.8 x 0.8 cm. The pathology
report shared that benign-appearing squamous epithelium was present with associated fragments of
spiculated bone (Figures 2, 5). There was no apparent evidence of high-grade atypia or malignancy. This
description is consistent with a choristoma. Furthermore, the bony component exhibited a reparative type
appearance with intermittent areas of a mixed inflammatory response that was secondarily present. The
pathology diagnosis was confirmed by a second pathologist who agreed with the diagnosis of a choristoma.
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FIGURE 2: Low power magnification of biopsy specimen

Hematoxylin and eosin (H&E) stain was used for this specimen. The dotted rectangular line indicates the section
that was used for the high power magnification.

FIGURE 3: High power magnification of the biopsy specimen

Hematoxylin and eosin (H&E) stain was used for this specimen.

As a result of the biopsy, globus sensation, and the patient's request to have the mass removed, a planned
surgical debulking of the mass using direct laryngoscopy and a combination of cup-biting forceps and
microlaryngeal scissors. The goal of this procedure was to excise and debulk the lesion down to the base of
the tongue, leave a subcentimeter stalk to track recurrence, and not disrupt the normal architecture of the
tongue. It was also planned to leave a portion of the stalk so that the mass could be found at a later date for
transoral robotic excision if the confirming intraoperative biopsy results differed from the original biopsy.
Once the laryngoscope was placed into the patient's mouth, the base of the tongue was brought into view. A
3-4 cm pedunculated mass was visualized which was growing in the central portion of the base of the tongue
posterior to foramen cecum and vallate papillae. The mass was not ulcerated but was firm, fibrotic, and very
pedunculated. After the mass was debulked, an intraoperative confirmatory biopsy was taken, which later
confirmed the diagnosis. This patient was seen one week, one month, and three months postoperatively.
During these office visits, a flexible fiberoptic endoscope was used to visualize the surgical site, which
showed no recurrence of the lesion. Additionally, the patient no longer had any complaints of globus
sensation. Follow-up will continue to occur at one-year intervals as long as this patient remains
asymptomatic without any evidence of recurrence.

Discussion
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According to Veni et al., a choristoma can be described formally as an ectopic anomaly in which
histologically normal tissue is found in an aberrant anatomical site not naturally associated with that type of
tissue [10]. Krolls et al. first coined the term "osseous choristoma" when they encountered intraoral lesions
with bony fragments and observed different features compared to osteomas [5]. Intraoral osseous
choristomas are exceedingly rare, with less than 100 reported cases since 2020, according to the most recent
systematic review written by Shareef et al. [11]. Also, 70% of the reported cases occurred in females with an
average age of 28.1 years [11,12]. As mentioned, most cases occur in the posterior third of the tongue and are
positioned in front of the foramen cecum [8]. When analyzing these data points collectively, it becomes
evident that the rarity of this present case is primarily attributable to the age and gender presentation of the
patient, as well as the location in which the mass was found.

The pathogenesis of choristomas remains unknown and is a topic of opinion rather than a debate among
medical experts. Several theories have been proposed to explain the development of these osseous lesions.
Previously, researchers theorized that these lesions occur due to a congenital malformation derived from the
brachial arches I, II, and III, trapped in the facial region [13,14]. Other alternative theories suggest that local
inflammation, chronic irritation, or trauma sets off a reactive ossification process that leads to the formation
of a mass [15,16]. These two proposed theories remain the most favored pathogenesis found within the
literature. However, neither of these theories has definitively been proven, nor do they explain the
predilection for females and why choristomas appear elsewhere in the head and neck region.

Surgical excision continues to be the standard treatment for these rare intraoral lesions. For BOT lesions,
advances in oropharyngeal surgery have provided a plethora of surgical approaches that allow access to
these enclosed masses. These surgical approaches to BOT lesions include transorally, suprahyoid
pharyngotomy, Lip-split mandibulotomy, and Pull-through technique with visor incision [17]. The selection
of the surgical approach is patient-centered and can vary case by case. Regardless of how the osseous
choristoma is removed, recurrence is extremely unlikely, as there have only been three reported recurrences
that have been reported [18].

Conclusions

This case report outlines the diagnosis and management of a rare osseous choristoma in a 63-year-old male,
an age and demographic that diverges from the typical patient profile for this condition. Intraoral osseous
choristomas are exceedingly rare entities, often localized to the posterior third of the tongue and
predominantly affecting younger females, thus making the occurrence in our elderly male patient
particularly unusual. Furthermore, the lesion's placement behind the foramen cecum rather than in front of
it adds an additional layer of rarity. The differential diagnosis for this case includes lingual tonsil
hypertrophy, oropharyngeal squamous cell carcinoma, and papilloma. In conclusion, this case adds a
valuable example to the limited literature on osseous choristomas, particularly those occurring in atypical
patient demographics and locations. It also emphasizes the need for continued exploration into the
pathogenesis of ectopic osseous formations and underlines the importance of tailored surgical strategies to
manage such rare presentations effectively.
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