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Abstract:

This case report details the presentation, investigation, management, and histopathological examination of a rare
occurrence — non-syndromic oropharyngeal hamartomas in a 2-year-old child. The child presented with a
substantial orofacial mass on the dorsum of the tongue, causing significant functional impairments. Notably, the
mass measured 8x4 cm and protruded outside the oral cavity. Additional findings included a nodular mass at the
tongue tip, a lobulated mass on the right buccal mucosa (3x4 cm), cleft palate, microphthalmus of the right eye,
and an accessory pinna on the right cheek. Diagnostic investigations, including ultrasound, revealed irregular
soft tissue lesions with hypochoic areas and vascular channels, indicative of hemangioma. Blood parameters
were within normal limits. Due to the size and symptomatic nature of the mass, surgical intervention was
planned and executed under general anesthesia with nasal intubation. The procedure involved complete
dissection and excision of the masses from the tongue and buccal mucosa. The surgical site was meticulously
closed in layers using 4-O vicryl. Postoperatively, the child resumed oral feeds on the third day, and the
recovery period was uneventful. Histopathological examination of the excised specimen depicted a
hamartomatous lesion of the tongue characterized by stratified squamous epithelial lining, admixture of blood
vessels, adipose tissue, fibrocollagenous tissue, cartilaginous tissue, nerve bundles, adenexal structures, and
minor salivary glands.

The report concludes by highlighting the rarity of lingual hamartomas, emphasizing the exceptional size and
vascularity of the presented case. It stresses the necessity of considering hamartomas in the differential
diagnosis of tongue lesions in pediatric patients. The definitive management approach discussed is complete
surgical excision, with the importance of confirming the diagnosis through histopathological examination of the
excised specimen. This case contributes valuable insights into the clinical presentation and management of non-
syndromic oropharyngeal hamartomas in pediatric patients.

This is an Open Access article that uses a funding model which does not charge readers or their institutions for access and distributed under
the terms of the Creative Commons Attribution License (http://creativecommons.org/licenses/by/4.0) and the Budapest Open Access
Initiative (http://www.budapestopenaccessinitiative.org/read), which permit unrestricted use, distribution, and reproduction in any medium,
provided original work is properly credited.

Introduction

Hamartomas, characterized by the benign prolifera-
tion of mature tissue specific to the organ of origin,
present an intriguing subset of medical conditions,
particularly when manifesting within the oral re-
gion. This case report delves into the exceptional
and infrequently observed occurrence of large and
multiple oral hamartomas in a 2-year-old child, a
presentation remarkably devoid of any associated
syndromes

[Yi-Chun Carol Liu MD (2020]. The scarcity of
such non-syndromic instances accentuates the
uniqueness of this case and prompts a closer exam-
ination of the complexities surrounding oral
hamartomas.

In the realm of oral pathology, hamartomas, though
recognized, are seldom encountered, making this
case a notable addition to the limited corpus of re-
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ported instances. While these benign tumors can
emerge independently, they sometimes accompany
syndromes such as oral-facial-digital syndrome,
which underscores the clinical significance of this
particular non-syndromic presentation [Vashishth
A, Mathur NN (2014)]. With only a sparse 63 cases
reported in the English literature not associated
with identifiable syndromes [Kreiger PA, Ernst
LM, Elden LM (2007)], this report contributes to
the evolving understanding of the spectrum of oral
hamartomas and emphasizes the need for height-
ened awareness in both clinical and academic set-
tings. The diagnostic journey becomes all the more
intriguin’ as this report unfolds the intricacies of a
congenital orofacial mass in a pediatric patient,
emphasizing the multifaceted challenges it posed to
essential functions like feeding, breathing, and
speech. The absence of perinatal complications in
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the child’s history adds a layer of complexity, urg-
ing a comprehensive exploration of potential etio-
logical factors contributing to the development of
such a distinctive oral pathology. In light of the
rarity of non-syndromic oral hamartomas, this case
report serves as a valuable contribution to the med-
ical literature, aiming to enrich our understanding
of these unique manifestations, their diagnostic
considerations, and the tailored management strate-
gies required for optimal patient outcomes. The
subsequent sections delve into the clinical, investi-
gative, and therapeutic facets of this case, painting
a comprehensive picture of the challenges and tri-
umphs encountered in addressing this extraordinary
presentation of oral hamartomas in a pediatric con-
text.

History: The historical narrative of this case un-
folds against the backdrop of a 2-year-old child
grappling with a congenital orofacial mass, which
significantly impacted essential functions such as
feeding, breathing, and speech.

Born at term without perinatal complications, the
child’s antenatal history was notably unremarkable,
adding an element of surprise to the clinical presen-
tation. The onset of symptoms associated with the
orofacial mass, occurring early In the child’s life,
underscores the congenital nature of the condition.
The challenges posed by the mass highlight its im-
pact on crucial developmental milestones, creating
a compelling context for thorough investigation and
intervention.

The absence of perinatal complications adds a layer
of complexity to the diagnostic puzzle, raising
questions about the etiological factors contributing
to the development of such a unique oral patholo-
gy. Exploring potential genetic, environmental, or
developmental influences becomes paramount in
understanding the origin and evolution of the con-
genital orofacial mass in this pediatric case.

In the broader context of pediatric oral pathology,
the case’s historical dimension prompts reflections
on the potential prenatal and neonatal factors that
might have set the stage for the manifestation of
this distinctive condition. As the clinical narrative
progresses, the historical aspects become integral in
shaping a comprehensive understanding of the
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case, guiding subsequent examinations, investiga-
tions, and ultimately, the formulation of a targeted
and effective management strategy.

Examination: The physical examination of the 2-
year-old child unveiled a clinical tableau marked
by distinctive features, providing valuable insights
into the multifaceted nature of the congenital oro-
facial mass. A prominent and large lobulated, poly-
poidal mass, measuring 8x4 cm, was identified on
the dorsum of the tongue. Its sheer size was strik-
ing, with the mass protruding beyond the oral cavi-
ty, emphasizing the pronounced impact on oral
function and aesthetics. Further examination re-
vealed additional noteworthy findings, amplifying
the complexity of the case. A nodular mass, meas-
uring 1x1 cm, was observed at the tip of the tongue,
contributing to the overall clinical presentation.

Another lobulated mass, measuring 3x4 cm,
emerged from the right buccal mucosa, further add-
ing to the intricate nature of the orofacial anoma-
lies. Beyond the oral cavity, the examination un-
veiled a cleft palate, microphthalmus of the right
eye, and an accessory pinna on the right cheek.
These associated features, while not directly related
to the oral hamartomas, underscored the systemic
implications of the condition. The absence of other
abnormalities upon systemic examination accentu-
ated the localized nature of the oral pathology, con-
tributing to the delineation of the case’s clinical
boundaries.

The comprehensive examination, combining both
localized and systemic assessments, facilitated a
holistic understanding of the patient’s condition.
The detailed observations not only highlighted the
immediate challenges posed by the orofacial mass,
such as feeding, breathing, and speech difficulties
but also hinted at potential underlying syndromic
associations or broader developmental anomalies.

This intricate clinical snapshot served as the foun-
dation for subsequent investigations and informed
the decision-making process regarding the optimal
management strategy. The amalgamation of physi-
cal findings painted a vivid picture of the complexi-
ties involved, guiding the healthcare team in
providing tailored and patient-centered care for this
rare and challenging case.
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Management: The management of this complex
case unfolded with a meticulous and multidiscipli-
nary approach aimed at addressing the challenges
posed by the large and symptomatic oral hamarto-
mas in the 2-year-old child.

Surgical Intervention: Given the substantial size
and symptomatic nature of the orofacial masses,
surgical removal emerged as the primary course of
action. The surgical procedure, conducted under

-
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Figure 1& 2: Patients Picture with lateral view

Figuré 3: Surgical Procedure
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general anesthesia with nasal intubation, involved a
thorough and complete dissection, followed by the
excision of the masses from both the tongue and
buccal mucosa.

The decision to opt for surgical intervention was
guided by the necessity to alleviate feeding, breath-
ing, and speech difficulties, which were directly
attributed to the size and location of the hamarto-
mas.

Wound Closure: Post-mass excision, the surgical site underwent meticulous closure in layers using 4-O vicryl.
This careful approach aimed not only to ensure an aesthetically pleasing result but also to promote optimal heal-
ing and minimize the risk of postoperative complications. The layered closure technique reflected the intricacy
of the surgical procedure and underscored the importance of a systematic and comprehensive approach to

achieve the best possible outcomes.
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Figure 4: Wound closure

Postoperative Course: Following surgery, the
child’s postoperative course was closely monitored.
Remarkably, the child resumed oral feeds on the
third postoperative day, signaling a successful and
uneventful recovery period. The swift return to oral
intake indicated the effectiveness of the surgical
intervention in addressing the functional challenges
posed by the oral hamartomas.

This management strategy, marked by surgical pre-
cision and postoperative care, aimed not only to
alleviate immediate symptoms but also to provide a
foundation for the child’s long-term oral health and
overall well-being. The successful navigation of the
surgical intervention and the subsequent recovery

/
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Figure 5: Post-Operatingxamination

period underscored the importance of a tailored and
patient-centric approach in managing rare and
complex pediatric cases with oral hamartomas.

The postoperative phase marked a critical juncture
in the management journey, emphasizing the need
for ongoing monitoring and follow-up to ensure
sustained improvements and to address any poten-
tial complications that may arise.

The integration of surgical expertise, careful wound
management, and vigilant postoperative care col-
lectively contributed to the favorable outcome ob-
served in the child’s recovery from this challenging
oral condition.

$
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Histopathological Examination: The histopathological examination played a pivotal role in unraveling the
intricate nature of the oral hamartomas, providing valuable insights into the composition and characteristics of
the excised tissue.

Microscopic Analysis: The examination revealed
tissue fragments exhibiting a complex composition.
These fragments were lined by stratified squamous
epithelium, indicating the presence of mature epi-
thelial tissue. However, the underlying areas dis-
played a remarkable admixture of various compo-
nents.

Among these were numerous blood vessels, adi-
pose tissue, fibrocollagenous tissue, cartilaginous
tissue, nerve bundles, adenexal structures, and mi-
nor salivary glands.

This diverse histological profile was consistent
with a hamartomatous lesion of the tongue, empha-
sizing the aberrant proliferation and organization of
various tissue types.
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Figure 7: Histpathological examination (Biopsy)
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Diagnostic Consistency: The findings aligning
with hamartomatous lesions of the tongue validated
the clinical suspicion and confirmed the definitive
nature of the diagnosis. The presence of stratified
squamous epithelium, alongside the diverse array
of mesenchymal elements, showcased the
hamartomatous nature of the oral masses. This his-
topathological consistency provided a concrete
foundation for understanding the underlying pa-
thology and guiding subsequent management deci-
sions.

Implications for Understanding: The histopatho-
logical examination not only served the purpose of
confirming the diagnosis but also offered a deeper
understanding of the unique composition of the oral
hamartomas.
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The coexistence of different tissue types within the
lesion highlighted the complexity of these benign
proliferations, shedding light on the embryological
or developmental aberrations that might contribute
to their formation.

Clinical Correlation: The correlation between the
histopathological findings and the clinical presenta-
tion, including the size and vascularity of the oral
hamartomas, emphasized the relevance of such
microscopic analyses in tailoring patient-specific
management strategies. The detailed examination
of tissue components provided crucial information

Conclusion

In conclusion, the presented case of large and mul-
tiple oral hamartomas in a non-syndromic 2-year-
old child adds a distinctive dimension to the realm
of oral pathology.

Lingual hamartomas, though relatively rare,
emerged as the central focus of this clinical narra-
tive, highlighting their significant impact on critical
functions such as feeding, breathing, and speech.

The exceptional size and vascularity of the
hamartomas showcased the atypical nature of this
presentation, contributing valuable insights to the
evolving understanding of oral hamartomas. The
comprehensive examination, surgical intervention,
and histopathological examination collectively pro-
vided a nuanced exploration of this unique case,
underscoring the necessity for a multidisciplinary
and tailored approach in managing such complex
pediatric conditions.
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that could guide future research endeavors and con-
tribute to the broader understanding of hamartoma-
tous lesions in the oral cavity.

In summary, the histopathological examination
served as the definitive step in confirming the diag-
nosis of hamartomas. Its detailed insights into the
tissue composition not only validated the clinical
assessment but also enriched the understanding of
the underlying pathology, paving the way for in-
formed decision-making in the management of this
rare and complex pediatric case.

v

This case serves as a reminder of the importance of
considering hamartomas in the differential diagno-
sis of tongue lesions in pediatric patients. The rarity
of non-syndromic occurrences, as evidenced by a
limited number of cases reported in the literature,
accentuates the uniqueness of this presentation.

Definitive management, as demonstrated in this
case, involved meticulous surgical excision, facili-
tated by a detailed understanding of the clinical,
radiological, and histopathological aspects. The
successful postoperative course, marked by the
swift resumption of oral feeds, attests to the effica-
cy of the chosen management strategy and under-
scores the potential for positive outcomes in chal-
lenging cases. The histopathological examination
not only confirmed the diagnosis but also provided
a deeper understanding of the diverse tissue com-
ponents within the hamartomas. This knowledge
contributes to the broader comprehension of the
embryological or developmental factors at play in
the formation of these benign proliferations. As we
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reflect on this case, it emphasizes the need for on-
going research, collaboration, and documentation
to expand the collective knowledge surrounding
oral hamartomas. Each unique case adds a layer of
complexity to the existing body of literature, en-
riching our understanding of these rare entities.

In conclusion, the successful management of this
non-syndromic case exemplifies the importance of
a comprehensive and patient-centered approach,
leveraging clinical expertise, surgical precision,
and histopathological insights to navigate the intri-
cacies of oral hamartomas in the pediatric popula-
tion.
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