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Abstract

The most common oral choristomas are consisted of thyroid tissue and bone. The presence of sebaceous glands
in the oral mucosa, especially in the buccal mucosa and labial mucosa, is often considered a normal anatomical
variation since they are observed in about 80% of the population and are called ectopic sebaceous glands or Ford-
yce’s granules. However, the presence of these glands on the tongue is rare, with only 11 cases in the dorsum of
the tongue reported in the English literature, and it is considered a choristoma. This paper aims to report the third
case in the literature of a congenital sebaceous choristoma on the tongue. An 11-year-old white male patient pre-
sented a firm sessile papule, without color alteration, measuring 0.4 cm x 0.3 cm in diameter, in the middle third
of the dorsum of the tongue with a slight increased size in the last months. Histopathological examination showed
an invagination of the epithelium into the connective tissue, forming a ductal structure covered by stratified squa-
mous epithelium. The deeper areas had normal well-differentiated sebaceous glands, with ducts connected to the
central duct. Considering clinical and histopathological findings the diagnosis was sebaceous choristoma. Despite
being rare, sebaceous choristomas should also be considered in the differential diagnosis of tongue abnormalities
or lesions. Although the pathogenesis is not well understood, the present report, as a congenital choristoma case
in the midline, reinforces the hypothesis of a disorder with embryological origin and a possible relationship with
thyroglossal duct remnants.
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Introduction

The entities hamartoma and choristoma were introdu-
ced by Albrecht in 1904 to differentiate malformations
from true neoplasms (1). Hamartoma is an overgrowth
of mature tissue native to the organ of origin (2). Cho-
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ristoma is a growth of normal tissue in an abnormal
location (3-6). The pathogenesis of choristoma is un-
certain (5-7), but the complexity of the orofacial region
embryogenesis, such as the fusion of the maxillary pro-
cesses with the palatal processes, can result in transfe-
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rence and displacement of cell nests and heteroplasia
(8).

A wide variety of choristomas have been described in
the oral mucosa, such as salivary, cartilaginous, bone,
thyroid, epidermal, glial, and gastric gland choristoma
(3,4,6). In a review by Chou et al. (3), the most common
oral choristomas are those consisting of thyroid tissue
and bone.

The presence of sebaceous glands in the oral mucosa,
especially in the buccal mucosa and labial mucosa, is
often considered a normal anatomical variation (5) since
they are observed in about 80% of the population and are
called ectopic sebaceous glands or Fordyce’s granules
(3,9,10). However, the presence of these glands in the
tongue is rare and is considered a choristoma (4,5).
Although Fordyce’s granules have few diagnostic pro-
blems, choristomas consisting of sebaceous glands are
rarely considered in the differential diagnosis of tongue
alterations or lesions (7). This paper aims to report the
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Fig. 1: Clinical and
The surface was smooth and the lesion was normochromic with a whitish center (A and B).
Histological section stained with hematoxylin and eosin (H&E), showing oral mucosa covered
by keratinized squamous epithelium. The center of the lesion presents an invagination of the
epithelium into the connective tissue, forming a ductal structure covered by squamous epithe-
lium (C). Squamous epithelium lining of the central duct (D). Ducts from the sebaceous glands
connected to the central duct (E). Normal sebaceous glands (F).

Congenital sebaceous choristoma of the tongue

third case in the literature of a congenital sebaceous cho-
ristoma, in an 11-year-old patient, located in the dorsum
of the tongue.

Case Report

An 11-year-old white male patient was referred by the
pediatric dentistry service to the Oral Diagnosis Outpa-
tient Clinic for evaluation of a congenital tongue lesion,
which was asymptomatic and with a slight increase in
size in the last months. Past pathologic history included
urinary tract infection (l-year-old), conjunctivitis (2
years old), chickenpox (3 years old), sty (9 years old),
and recent food allergy to instant noodles.

On intraoral physical examination, there was a firm ses-
sile papule, measuring 0.4 cm x 0.3 cm in diameter. The
lesion was normochromic with a whitish center, had a
smooth surface, and was located in the middle third of
the dorsum of the tongue, in the midline (Fig. 1A,B).
An excisional biopsy with a 4 mm punch was perfor-
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med. Histopathological examination showed parakera-
tinized squamous epithelium, with areas of orthokeratin
and papillary atrophy. The center of the lesion presented
an invagination of the epithelium into the connective
tissue, forming a ductal structure covered by stratified
squamous epithelium (Fig. 1C,D). The deeper areas
had normal well-differentiated sebaceous glands (Fig.
1F), with ducts connected to the central duct (Fig. 1E).
The connective tissue was dense, and deeply there was
skeletal striated muscle and adipose tissue. The diagno-
sis, based on clinical and histopathological findings, was
sebaceous choristoma.

Discussion

The presence of scattered sebaceous glands in the oral
mucosa or within the wall of cysts is not uncommon
(3,7). However, these structures are rarely found in the
dorsum of the tongue, with only 11 cases (5-7,9-13) re-
ported in the English literature, and, of these, four were
located in the midline (9-12). Most cases occurred in
male patients and the age ranged from one month to 73
years (5-7,9-13). In only two of these cases, the lesion
was congenital (5,6). Clinically, oral choristomas of se-
baceous glands are firm nodules with 0.2 to 2 ¢cm in dia-
meter. They are normochromic to brownish color and
are usually asymptomatic (Table 1, 1 cont., 1 cont.-1,
1 cont.-2). Six cases were associated with melanin pig-
mentation (5,10,13,14), and the only patient in the lite-
rature had multiple lesions (5).

The first report of the presence of sebaceous glands in

Congenital sebaceous choristoma of the tongue

the tongue was made by Guiducci & Hyman (11), in
1954, who described the presence of a nodule located
in the posterior third of the tongue, in the midline. The
diagnosis was ectopic sebaceous gland, and the authors
suggested that it could be the result of entrapment of epi-
dermal elements of the pharynx in the tongue, such as
pilosebaceous primordia and sweat glands during embr-
yonic development (11). However, Knapp (10) sugges-
ted that, since sebaceous glands occur in the oral muco-
sa in almost 80% of the population, they should not be
considered as ectopic glands, but as a sebaceous nevus.
Later, Leider et al. (12) described a similar sessile no-
dule, in the same location, close to the foramen cecum,
and called it sebaceous choristoma. For these authors,
the term choristoma would be more appropriate, as it
refers to a growth of microscopically normal tissue in
an abnormal anatomical site (12). The histopathological
examination of this lesion revealed a stratified squamous
epithelium covered by keratin, with a layer of cells with
prominent granules and a moderately thick layer of spi-
nous cells (12). The central region of the epithelium pre-
sented an invagination into the connective tissue in the
form of a long duct, which was lined with keratinized
stratified squamous epithelium (12). Moreover, along
with the duct, aggregates of lymphoid tissue and we-
lI-differentiated mature sebaceous glands were present
(12). Except for the presence of lymphoid tissue, these
histopathological findings were similar to the present re-
port. However, clinically, their location was posterior.
The authors considered this lesion an abnormality of the

Table 1: Clinical and histopathological characteristics of sebaceous choristomas in the tongue.

man (11) 1954

Author / Year Sex / Age Evolution Symptoms Localization Clinical aspect Microscopic
considerations
Guiducci & Hy- F /54 years 2 months Asymptomatic Dorsum of the A dome-shaped Edematous epithelium

nodule with 0.2
c¢m in diameter

was typically of the oral
mucosa, whereas, at the
center, it resembled the
epidermis. Presence of
an acanthotic, irregularly
branched, but well-margin-
ated epithelial proliferation
connected with the surface
epithelium. The tube ended
blindly near the surface,
and again in the depth,
which was lined by a few
layers of epithelial cells
and which showed a well-
formed lumen through the
greater part of its length.
In the obtuse angle be-
tween the structure and the
surface epithelium, there
were two well-defined
sebaceous glands, each one
composed of six or seven
lobules.

tongue, on the
junction of the
middle and poste-
rior thirds
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Table 1 cont.: Clinical and histopathological characteristics of sebaceous choristomas in the tongue.

Trodahl, Albjerg
& Gorlin (9)
1967

M /73 years

“As long
as he could
remember”

Occasional
surface inflam-
mation, white
fluid drainage
on compression
of the lesion

Dorsum of the
tongue, at the
midline, midway
between the tip
and circumvallate
papillae

A dome-shaped
mass with 2.0 cm
x 1.0 cm in diam-
eter. The surface
of the lesion was
a pale pink color,
with a relatively

smooth surface

Tract of well-differentiated
squamous epithelium
which coursed irregularly
downward. The tract in
some areas appeared to
have a central lumen which
contained an amorphous,
eosinophilic staining
material. The epithelial
“tube” was cut at the infe-
rior margin of the surgical
specimen along with the
dense collagenous fibers
which surrounded the tract
in the depth of the speci-
men, in a more superficial
area, lobules of epithelium
apparently arising from
the central epithelial tract,
branched from it and ex-
hibited well-differentiated
sebaceous gland struc-
tures. Rudimentary hair
follicles. Demodex follicu-
lorum in sebaceous gland;
an eccrine sweat gland in
the surrounding connective
tissue with no connection
with the epithelial tract or
the covering epithelium.

Knapp (10) 1971

M /20 years

NA

Asymptomatic

Dorsum of the
tongue (middle
third, to one side of
the midline)

Brown, semi-
opaque, smooth
elevation, with
1.0cmx 1.0 cm

in diameter

Sebaceous glands were
arranged singly or in small
clusters. The ducts of the
glands opened on the sur-
face of the lingual mucosa
through a small orifice
and were lined with strati-
fied squamous epithelium.
The basal layer of the lin-
gual epithelium overlying
the region of the sebaceous
glands contained melanin
pigment.

M /22 years

NA

Asymptomatic

Dorsum of the
tongue (middle
third, to one side of
the midline)

Brown, semi-
opaque, smooth
elevation, with
1.0cmx 1.0 cm

in diameter

Sebaceous glands were
arranged singly or in small
clusters. The ducts of the
glands opened on the sur-
face of the lingual mucosa
through a small orifice
and were lined with strati-
fied squamous epithelium.
The basal layer of the lin-
gual epithelium overlying
the region of the sebaceous
glands contained melanin
pigment.

M /23 years

NA

White fluid
discharge from
the ostium of
conical projec-
tion

Dorsum of the
tongue (midline,
anterior third)

Firm, smooth-
surfaced,
pale pink, dome-
shaped nodule,
with 0.4 cm x 0.3
cmx 0.3 cmin
diameter. Cone-
shaped projec-
tion

Epithelium-lined tube
continuous with typical
lingual dorsum epithelium;
sebaceous glands emptying
directly into the tube.
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Table 1 cont.-1: Clinical and histopathological characteristics of sebaceous choristomas in the tongue.

lesions, measur-

ing between 0.2

cmand 0.6 cm in
diameter

Leider & M/ 60 years | The patient | Asymptomatic Dorsum of the Firm, sessile The surface oral mucosa
Eversole (12) had been tongue (midline, nodule with ap- | consisting of a keratinized
1977 unaware of posterior third) proximately 1.0 stratified squamous epi-
its presence cm in diameter thelium invaginated into
the underlying connective
tissue in the form of a duct.
Along the entire length of
the duct, there were numer-
ous clusters and lobules
of well-formed mature
sebaceous glands. Small
patches of lymphoid tis-
sue and several structures
resembling rudimentary
hair follicles were present
along this duct. Presence
of chronic inflammatory
cells and ductal elements
resembling apocrine sweat
glands.
Burkes et al. (7) | M/ 28 years 6 months Soreness Dorsum of the Discrete yel- Beneath the epithelium,
1977 tongue (close to the | low submucosal | there were numerous lob-
lateral border in the | plaque, measur- ules of sebaceous glands.
middle third) ing 0.9 cmx 0.5 Their ducts collectively
cm in diameter, | and independently opened
and similar in into the surface of the oral
texture to the mucosa and contained
surrounding keratin and debris.
tissue
Kovero (13) M /28 years NA Asymptomatic Dorsum of the Sharply demar- The surface was covered
1989 tongue (middle cated, reddish, by keratinized epithelium,
third, halfway and smooth of except for the center cor-
between the lat- a depapillated responding with the papil-
eral border and the | area, measuring lary atrophy. Basal layer
midline) 1.5x0.7 cm in cells contained melanin
diameter pigment. A sebaceous
gland was seen under this
center area, but there was
no opening to the surface
of the oral mucosa epithe-
lium.
Azorinetal. (5) | M/ 1 month Noted at Asymptomatic | Dorsal left surface Three dark Stratified squamous epithe-
2005 birth of the tongue brown palpable lium with hyperkeratosis,

hypergranulosis, and
increased pigmentation
of the basal layer, resem-
bling regular epidermis.
Under this epidermal-like
epithelium, several well-
differentiated sebaceous
glands were found, as well
as scattered ductal struc-
tures resembling apocrine
sweat glands, occasional
ducts with a cuticle lumi-
nal border, and one abor-
tive hair follicle.
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Table 1 cont.-2: Clinical and histopathological characteristics of sebaceous choristomas in the tongue.

Dorsal left surface
of the tongue

A brown macule
measuring 0.3
cm in maximum
diameter

A wedge of oral mucosa
surfaced by parakeratotic
and centrally hyperor-
thokeratotic stratified
squamous epithelium. A
well-developed granular
cell layer, melanin pig-
mentation within the basal
cell layer, and an absence
of lingual papillae were
noted in association with
the central orthokeratiniz-
ing areas of the epithelium.
Deep into this orthokera-
tinized epithelium, several
sebaceous glands and focal
abortive hair follicles were
present within the lamina
propria and submucosal
connective tissue.

Chi et al. (14) M /56 years | The patient | Asymptomatic
had been
unaware of
its presence
Curto-Barredo M/ 1 month Noted at Asymptomatic
et al.(6) 2015 birth

Dorsal of the
tongue, on the left
side

Oval-shaped
brown macule
with a lighter

central area, with
0.4cmx 0.3 cm
in diameter

Stratified squamous epithe-
lium with hyperkeratosis,
hypergranulosis, and
basal layer with melanin
pigmentation. Well-differ-
entiated sebaceous glands

and follicular structures
were identified in the upper
submucosa.

thyroglossal duct because of this posterior location and
lymphoid follicles (12).

There is another case in the literature also attributed
to remnants of the thyroglossal duct (10), which was a
normochromic papular lesion with a cone-shaped pro-
jection located in the anterior third in the midline of the
tongue (10). According to the author, the lesion could be
the result of a variation in the positioning of the thyro-
glossal duct (10). Clinically, the lesion also had a cen-
tral ostium, but it drained a white fluid (10). Explora-
tion with a probe showed that the opening led to a duct,
which extended into a plane parallel to the dorsum of the
tongue, with a distance of 3 cm (10). The histopathologi-
cal examination verified that the sebaceous gland ducts
were also connected to the central duct. However, there
were not lymphoid follicles, as in the present case (10).

The remnants of the thyroglossal duct are one of the
most common congenital masses of the head and neck
in childhood (15). Embryologically, the development of
the thyroid gland begins at the end of the third week of
intrauterine life, as a proliferation of endodermal cells
on median surface of developing pharyngeal floor (fo-
ramen cecum) from 1st and 2nd pharyngeal arches (16).
This proliferation migrates to the neck and, along this
descending path, a narrow structure is formed called the
thyroglossal tract or duct (12), maintaining a union with
the base of the tongue (16). Usually, the thyroglossal
duct suffers atrophy and disappears by the end of the

eighth intrauterine week (12). However, the point of ori-
gin of this tract usually remains visible, as the foramen
cecum, which is seen as a small depression in the pos-
terior region of the dorsum of the tongue, in the midline
(12). Anatomical variations have also been reported in
thyroglossal duct cysts (17,18). The sebaceous gland en-
trapment and the anterior displacement of this anatomi-
cal structure to the medium portion of the tongue, during
embryogenesis, could also explain the occurrence of
the lesion in the present report. The characteristics that
support this hypothesis are: congenital lesion, midline
location, trapping of epithelial tissue, which could be a
remnant of the thyroglossal duct, and the presence of a
central duct. However, no lymphoid tissue was found in
the vicinity of the lesion, as it is commonly associated
with the vestigial thyroglossal ducts (11,12).

Trodahl & Gorlin (9) described a similar case to the one
presented in this paper. It was a dome-shaped mass with
2 cm in diameter, with a smooth and normochromic sur-
face, located on the middle portion of the tongue, in the
midline. The lesion was firm on palpation and asymp-
tomatic. However, it sometimes became inflamed and a
white fluid drained when pressure was applied (9). The
histopathological examination showed, in a more super-
ficial area, lobes of well-differentiated glandular struc-
tures, apparently originating from the epithelium (9).
However, unlike the present case and the cases mentio-
ned before (10,12), in which the sebaceous glands were
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connected to a central duct, the presence of an eccrine
sweat gland in the surrounding connective tissue with
no connection with the epithelial tract or with the lining
epithelium was identified (9). Moreover, the authors re-
ported that, although some areas resembled rudimentary
hair follicles, no well-defined pillar element was found
(9). Other reports of choristomas with glands without
communication to the surface of the epithelium (13), as
well as glands flowing into independent openings on the
dorsum of the tongue (7,10) were also described in the
literature.

In 2005, Azorin et al. (5) described a case of a newborn
with three congenital pigmented lesions on the tongue.
The histopathological examination showed an abrupt
replacement of the typical superficial epithelium by
stratified squamous epithelium, showing hyperkerato-
sis, hypergranulosis, and intense melanin pigmentation
within the basal layer cells (5). Below the epithelium,
several sebaceous glands, an abortive hair follicle, and
ductal structures similar to apocrine sweat glands were
observed (5). As normal skin elements were found in an
abnormal location, and because the skin appendices are
embryologically derived from the epidermis, the authors
attributed the terms cutaneous or epidermal choristo-
ma to these lesions (5). Furthermore, they suggested
the possibility that sebaceous choristomas and lingual
congenital melanocytic macules could represent diffe-
rent expressions of the same disorder (5). Other reports
of tongue epidermal choristomas were also described
(5,14).

Despite being rare, sebaceous choristomas should also
be considered in the differential diagnosis of tongue ab-
normalities or diseases. Although the pathogenesis is not
well understood, the present report, as it is a congenital
case in the midline, reinforces the hypothesis of a disor-
der with embryological origin and a possible relations-
hip with thyroglossal duct remnants.

References

1. Ober WB. Selected items from the history of pathology: Eugen Al-
brecht, MD (1872-1908): hamartoma and choristoma. Am J Pathol.
1978;91:606.

2. Fadzilah N, Azman M, See GB. Congenital Midline Tongue
Base Mass in An Infant: Lingual Hamartoma. J Clin Diagn Res.
2016;10:MDO01-3.

3. Chou L, Hansen LS, Daniels TE. Choristomas of the oral cavity: A
review. Oral Surg Oral Med Oral Pathol. 1991;72:584-93.

4. Batsakis JG, el-Naggar AK, Hicks MJ. Epithelial choristomas and
teratomas of the tongue. Ann Otol Rhinol Laryngol. 1993;102:567-9.
5. Azorin D, Enriquez de Salamanca J, de Prada I, Colmenero I, Gon-
zalez Mediero 1. Congenital melanotic macules and Sebaceous Cho-
ristoma arising on the tongue of a newborn: epidermal choristoma? J
Cutan Pathol. 2005;32:251-3.

6. Curto-Barredo L, Vicente A, Rovira C, Garcia-Diez E, Pujol RM,
Gonzalez-Enseniat MA. Epidermal Choristoma of the Tongue Mimic-
king a Congenital Melanotic Macule. Pediatr Dermatol. 2015;32:536-
8.

7. Burkes EJ, Patterson JE, Bowman TO. Lingual sebaceous glands:
report of case. J Am Dent Assoc. 1977;94:1166-8.

e452

Congenital sebaceous choristoma of the tongue

8. Moskow BS, Baden E. GINGIVAL CHORISTOMA. REPORT OF
A CASE. Oral Surg Oral Med Oral Pathol. 1964;18:504-16.

9. Trodahl JN, Albjerg LE, Gorlin RJ. Ectopic sebaceous glands of the
tongue. Arch Dermatol. 1967;95:387-9.

10. Knapp MJ. Lingual sebaceous glands and a possible thyroglossal
duct. Oral Surg Oral Med Oral Pathol. 1971;31:70-8.

11. Guiducci AA, Hyman AB. Sebaceous glands in the tongue. AMA
Arch Derm Syphilol. 1954;70:349-54.

12. Leider AS, Lucas JW, Eversole LR. Sebaceous choristoma of the
thyroglossal duct. Oral Surg Oral Med Oral Pathol. 1977;44:261-6.
13. Kovero O. A sebaceous gland in the dorsal surface of the tongue.
Int J Oral Maxillofac Surg. 1989;18:266.

14. Chi AC, Mapes IL, Javed T, Neville BW. Epidermal choristoma
of the oral cavity: report of 2 cases of an extremely rare entity. J Oral
Maxillofac Surg. 2010;68:451-5.

15. Tharmabala M, Kanthan R. Incidental thyroid papillary carcinoma
in a thyroglossal duct cyst - management dilemmas. Int J Surg Case
Rep. 2012;4:58-61.

16. Brad Neville. Patologia oral e maxilofacial. 4°. Guanabara Koo-
gan; 2016.

17. Thabet H, Gaafar A, Nour Y. Thyroglossal duct cyst: Variable pre-
sentations. Egyptian Journal of Ear, Nose, Throat and Allied Sciences.
2011;12:13-20.

18. Soni S, Poorey VK, Chouksey S. Thyroglossal Duct Cyst, Varia-
tion in Presentation, Our Experience. Indian J Otolaryngol Head Neck
Surg. 2014;66:398-400.

Conflict of interest
Non declared.



