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Angiomyolipoma-like lesion of the nasal cavity with
abundant stromal mucin deposition
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Abstract : Abstract: In this paper, we report a rare tumor arising in the nasal cavity here.
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Introduction

In this article, we present a rare case of
angiomyolipoma (AML)-like lesion arising in nasal

cavity with an unusual morphology.

Case Report

A 69-year-old Japanese man noticed the
tumor on the anterior portion of the nasal cavity
several years ago. As the size of the tumor
gradually increased, he visited Department of
Otolaryngology, our hospital. On the suspicion
of benign tumor, the tumor was surgically
resected. Macroscopically, the tumor measuring
15x12mm was well-circumscribed and the cut
surface of the tumor showed whitish color
without necrosis or hemorrhage. Histologically,
the tumor consisted of smooth muscle bundles
closely adjancent to vascular structures and
mature fat cells (Figure 1A, B). In the stroma,
abundant mucin was identified and Alcian blue
stain highlighted abundant mucin (Figure 1C).
Immunohistochemically, smooth muscle cells
were positive for alpha smooth muscle actin, but
negative for Melanosome (HMB45), Melan A, S-100
protein and TFE3. Ki-67 index was less than 1%.
Vascular endothelial cells showed the positivity for
CD31 and CD34.

Discussion

The relationship between angioleiomyoma with
adipose metaplasia and “so-called” mucocutaneous
AML is debatable to date [1]. Actually, about
sixteen cases of nasal cavity angioleiomyoma
have been reported, and one case of vascular
leiomyoma with abundant adipose cells has also
been reported [2, 3]. However, it seems so difficult
for pathologists to determine whether adipose
tissue component shows neoplastic or metaplastic
process. It is possible that these two concepts
may show the sequential spectrum or be actually
identical to each other. Accordingly, I made a
conclusive diagnosis as AML-like lesion of the
nasal cavity.

To the best of my knowledge, there are seven
cases of nasal cavity “so-called” AML [4-10].
Clinicopathological features of these cases are
summarized in Table 1. Most importantly, this
disease is not associated with tuberous sclerosis
clinically and has no expression for Melanosome
(HMB45) immunohistochemically. Accordingly, “so-
called” AML of nasal cavity and skin essentially
differs from that of other anatomic sites including
kidney and liver. Because of this reason, the term
of “mucocutaneous” AML has been previously

proposed. Pathologists should pay attention in
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Figure 1C

Figure 1. Microscopic findings. (A) The lesion consists of smooth muscle cells, abortive vessels and mature fat
cells. (B) The stroma contains abundant mucin. (C) Alcian blue stain highlights abundant stromal mucin deposition.

making a final diagnosis because perivascular
epithelioid cell tumor (PEComa) can occur in
nasal cavity [10]. However, I propose the usage of
another diagnostic term such as AML-like lesion,
instead of AML, until the relationship between
mucocutaneous AML and angioleiomyoma with
adipose metaplasia will be clarified in order not
to cause the confusion between “true” AML
suggesting PEComa and mucocutaneous AML. In
order to clarify the difference between true AML
and mucocutaneous AML in clinical, pathologic and
molecular genetic aspects, further investigations
in a large scale study will be desirable in the
future. Additionally, I found abundant stromal
mucin deposition in this tumor. This finding was
never previously described in AML-like lesion.
Hence, stromal mucin deposition should be added
in the histologic spectrum of nasal cavity AML-
like lesion, although myxoid change may be

occasionally observed in angioleiomyoma.

The author declares no conflict of interest.

References

1. Hisaoka M, Quade B. Angioleiomyoma. In: WHO
Classification of Tumours of Soft Tissue and Bone.
Fletcher CDM, Bridge JA, Hogendoorn PCW, Mertes
F (eds). IARC Press, Lyon 2012; 120-121.

2. Sousa Campelo VE, Neves MC, Nakanishi M, et al.
Nasal cavity vascular leiomyoma-case report and
literature review. Rev Bras Otorrinolaringol 2008; 74:

147-150.

3. Murono S, Ohmura T, Sugimori S, et al. Vascular
leilomyoma with abundant adipose cells of the nasal
cavity. Am ] Otolaryngol 1998; 19: 50-53.

4. Dawlatly EE, Anim JT, El-Hassan AY. Angiomyolipoma
of the nasal cavity. J Laryngol Otol 1988; 102: 1156-
1158.

5. Gatalica Z, Lowry LD, Petersen RO. Angiomyolipoma
of the nasal cavity: Case report and review of the
literature. Head & Neck 1994; 16: 278-281.

6. Watanabe K, Suzuki T. Mucocutanous angiomyolipoma.
A report of 2 cases arising in the nasal cavity. Arch
Pathol Lab Med 1999; 123: 789-792.

7. Tardio JC, Martin-Fragueiro LM. Angiomyolipoma of
the nasal cavity. Histopathology 2002; 41: 174-175.

8. Erkili¢c S, Kocer NE, Mumbuc¢ S, et al. Nasal
angiomyolipoma. Acta Oto-Laryngologica 2005; 125:
446-448.

9. Moreira MD, Lessa MM, Fiqueredo de Lima CM,
et al. Angiomyolipoma of the nasal cavity. Braz ]
Otorhinolaryngol 2011; 77: 269.

10. Kuroda N, Goda M, Kazakov DV, et al. Perivascular
epithelioid cell tumor of the nasal cavity with TFE3
expression. Pathol Int 2009; 59: 769-770.

Address for correspondence

Naoto Kuroda MD

Department of Diagnostic Pathology, Kochi Red Cross
Hospital, Shin-honmachi 2-13-51, Kochi City, Kochi 780-
8562, Japan

Tel: +81-88-822-1201

Fax: +81-88-822-1056

e-mail: kurochankochi@yahoo.co.jp
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Table 1. Summary of previously reported angiomyolipoma (-like lesion) of the nasal cavity

Case Age, Sex TS Size (mm) Mucin HMB45 Follow-up (month) Reporter
and outcome

1 52, M - 40 - - 12, AWOD Dawlatly
2 64, M - 20 - - 24, AWOD Gatalica
3 66, M - 20 - - 24, AWOD Watanabe
4 838, F - 20 - - 6, AWOD Watanabe
5 45, M - 15 - - 1, AWOD Tardio
6 52, M - 30 - - ? Erkili¢
7 54, M - ? - - ?, AWOD Moreira
8 69, M - 15 + - 2, AWOD Kuroda

M, male; F, female; TS, tuberous sclerosis, AWOD, alive without disease.



