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Purpose: We report a case a pediatric patient with an eyelid lesion found to be a basaloid follicular hamartoma.
Observations: A six-year-old female with juvenile diabetes who presented with a benign eyelid lesion harboring an

Conclusions and Importance: Basaloid follicular hamartoma is a rare benign neoplasm arising from hair follicles.

These lesions can resemble basal cell carcinomas and require complete excision.

1. Introduction

Basaloid follicular hamartoma (BFH) is a rare benign neoplasm
arising from hair follicles. Clinically and histopathologically, BFH can
resemble basal cell carcinomas and are associated with autoimmune
disease. There are two reports of eyelid BFH, however, none in the pe-
diatric population. We report a six-year-old girl with juvenile diabetes
who presents with a flesh colored papule of the eyelid harboring an
aberrant eyelash found to be a basaloid follicular hamartoma.

2. Case report

A six-year-old Caucasian girl was referred for evaluation of a slowly
progressive right upper eyelid lesion, which had developed over the
prior two years. The lesion was neither painful nor pruritic. The patient
denied a history of trauma, or discharge. The patient’s medical history
included juvenile diabetes mellitus. Present on the right upper eyelid
was a non-tender, flesh colored papule measuring 1.5 x 1.0 mm with
single white eyelash, approximately three times the length of the sur-
rounding, normal lashes (Fig. 1). There was no surrounding madarosis
or eyelid distortion.

A gross total surgical excision of the lesion was performed. Histo-
pathological analysis demonstrated proliferating anastomosing cords of
basaloid epithelium with variable peripheral palisading surrounded by a
scant fibroblastic stroma consistent with basaloid follicular hamartoma
(BFH) (Fig. 2). Four months post-operatively, there has been no
recurrence.

3. Discussion

Basaloid follicular hamartomas (BFH) are benign tumors of the hair
follicles, which typically occur as a single lesion or in linear arrange-
ments or clusters along the head, neck, and trunk." There are two prior
reported cases of upper eyelid BFH in adults.®” While they are consid-
ered benign, BFH may resemble basal cell carcinomas and rare cases of
malignant transformation have been documented.” Additionally, they
are often associated with congenital syndromes, myasthenia gravis,
systemic lupus erythematosus, alopecia, and Graves’ Disease.’”

Clinically, they often present as a flesh-colored, smooth papules and
histopathologically demonstrate lattice patterns of interlaced basaloid
strands and may be adjacent to the infundibulum of a hair follicle. In our
case, the pathology was distinguished from basal cell carcinoma by the
absence of nuclear atypia, mitotic activity, and artifactual retraction
spaces between the stroma and the epithelium. Immunohistochemical
staining has been advocated to distinguish BFH as they stain positively
for the BCL-2 gene only around the perimeter, exhibit CD34 and CD10
positivity throughout the stroma and vasculature, and are Ki-67 nega-
tive.'%!! In contrast, basal cell carcinomas stain positively for BCL-2
gene throughout the lesion and are typically Ki-67 positive.

The differential diagnosis for basaloid follicular hamartoma differs
depending on the age, location, and distribution of the lesion. The more
common benign hair follicle tumors described in the ophthalmic liter-
ature include trichoepithelioma, trichilemmoma, and tricolliculoma.
Absent Gorlin syndrome, the suspicion for basal cell carcinoma in a
pediatric patient would be low however must be considered in an adult.
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Fig. 1. Basaloid follicular hamartoma on the eyelid. Raised, flesh colored lesion
found to be a basaloid follicular hamartoma of the right upper eyelid.

Fig. 2. Histologic staining of basaloid follicular hamartoma. Cords of basaloid
epithelium with peripheral palisading within fibrous stroma of the dermis,
detailed inset of basaloid follicular hamartoma at higher magnification (H&E
10x, inset 20x).

Therefore, complete surgical excision, where possible, is recommended.
4. Conclusion

We present the first case of basaloid follicular hamartoma (BFH) of
the eyelid in a pediatric patient with juvenile diabetes mellitus. Given
the rare potential of malignant transformation, complete surgical exci-
sion is recommended. As well, further monitoring for the development
of autoimmune conditions should be considered as the child ages.
Basaloid follicular hamartoma should be considered among the differ-
ential diagnosis of an eyelid lesion along the eyelash margin.

Patient consent

The patient’s legal guardian consented to publication of the case in

American Journal of Ophthalmology Case Reports 19 (2020) 100855
writing.
Authorship

All authors attest that they meet the current ICMJE criteria for
Authorship.

Funding

No funding or grant support

Declaration of competing interest

The following authors have no financial disclosures: NJ, WP, AQT,
AAT, MD, MK.

Acknowledgements
None.

References

1. Mills O, Thomas LB. Basaloid follicular hamartoma. Arch Pathol Lab Med. 2010;1(8):
1215-1219, 134:2.

2. Del Barrio-Diaz P, Meza-Romero R, Gonzalez S, Vera-Kellet C. Cutaneous
inflammation as a marker of malignant transformation in a patient with linear
unilateral basaloid follicular hamartoma. Indian J Dermatol Venereol Leprol
[Internet]. 85(3):287-290.

3. Brown AC, Crounse RG, Winkelmann RK. Generalized hair-follicle hamartoma,
associated with alopecia, aminoacidura, and myasthenia gravis. Arch Dermatol.
1969;99:478-493.

4. Ridley CM, Smith N. Generalized hair follicle hamartoma associated with alopecia
and myasthenia gravis: report of a second case. Clin Exp Dermatol. 1981;6(3):
283-289.

5. Mehregan AH, Baker S. Basaloid follicular hamartoma: three cases with localized
and systematized unilateral lesions. J Cutan Pathol. 1985;12:55-65.

6. Weltfriend S, David M, Ginzburg A, et al. Generalized hair follicle hamartoma: the
third case report in association with myasthenia gravis. Am J Dermatopathol. 1987;9:
428-432.

7. Akasaka T, Kon S, Mihm Jr MC. Multiple basaloid cell hamartoma with alopecia and
autoimmune disease (systemic lupus erythema-tosus). J Dermatol. 1996;23:821-824.

8. Jakobiec FA, Zakka FR, Kim N. Basaloid follicular hamartoma of the eyelid.
Ophthalmic Plast Reconstr Surg. 2012;28(5).

9. Uyar B, Sivrikoz ON, Sacar H. Basaloid follicular hamartoma on the upper eyelid.
Postep dermatologii i Alergol. 2015;32(3):221-224.

10. Ramos-Ceballos FI, Pashaei S, Kincannon JM, Morgan MB, Smoller BR. Bcl-2, CD34
and CD10 expression in basaloid follicular hamartoma, vellus hair hamartoma and
neurofollicular hamartoma demonstrate full follicular differentiation. J Cutan
Pathol. 2008;35(5):477-483.

11. Naeyaert JM, Pauwels C, Geerts ML, Verplancke P. CD-34 and Ki-67 staining
patterns of basaloid follicular hamartoma are different from those in
fibroepithelioma of Pinkus and other variants of basal cell carcinoma. J Cutan Pathol.
2001;28(10):538-541.


http://refhub.elsevier.com/S2451-9936(20)30170-5/sref1
http://refhub.elsevier.com/S2451-9936(20)30170-5/sref1
http://refhub.elsevier.com/S2451-9936(20)30170-5/sref3
http://refhub.elsevier.com/S2451-9936(20)30170-5/sref3
http://refhub.elsevier.com/S2451-9936(20)30170-5/sref3
http://refhub.elsevier.com/S2451-9936(20)30170-5/sref4
http://refhub.elsevier.com/S2451-9936(20)30170-5/sref4
http://refhub.elsevier.com/S2451-9936(20)30170-5/sref4
http://refhub.elsevier.com/S2451-9936(20)30170-5/sref5
http://refhub.elsevier.com/S2451-9936(20)30170-5/sref5
http://refhub.elsevier.com/S2451-9936(20)30170-5/sref6
http://refhub.elsevier.com/S2451-9936(20)30170-5/sref6
http://refhub.elsevier.com/S2451-9936(20)30170-5/sref6
http://refhub.elsevier.com/S2451-9936(20)30170-5/sref7
http://refhub.elsevier.com/S2451-9936(20)30170-5/sref7
http://refhub.elsevier.com/S2451-9936(20)30170-5/sref8
http://refhub.elsevier.com/S2451-9936(20)30170-5/sref8
http://refhub.elsevier.com/S2451-9936(20)30170-5/sref9
http://refhub.elsevier.com/S2451-9936(20)30170-5/sref9
http://refhub.elsevier.com/S2451-9936(20)30170-5/sref10
http://refhub.elsevier.com/S2451-9936(20)30170-5/sref10
http://refhub.elsevier.com/S2451-9936(20)30170-5/sref10
http://refhub.elsevier.com/S2451-9936(20)30170-5/sref10
http://refhub.elsevier.com/S2451-9936(20)30170-5/sref11
http://refhub.elsevier.com/S2451-9936(20)30170-5/sref11
http://refhub.elsevier.com/S2451-9936(20)30170-5/sref11
http://refhub.elsevier.com/S2451-9936(20)30170-5/sref11

	Basaloid follicular hamartoma of the eyelid in a pediatric patient
	1 Introduction
	2 Case report
	3 Discussion
	4 Conclusion
	Patient consent
	Authorship
	Funding
	Declaration of competing interest
	Acknowledgements
	References


