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Abstract

Spitzoid lesions are challenging melanocytic lesions compris-
ing benign, intermediate, and malignant lesions. In this study, we
aimed to analyze the diagnostic accuracy of clinical and dermato-
scopical evaluations of pediatric spitzoid ear lesions. We collected
and analyzed, clinically, dermatoscopically, and histologically,
pediatric spitzoid ear lesions. We also conducted a systematic
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review of the literature. At the Pediatric Hospital Gaslini, excision
and histopathological evaluation were performed on eight cases:
87.5% of the lesions were consistent with Spitz nevus (SN), and
12.5% with atypical Spitz tumor (AST). Notably, multiple (>2)
dermatoscopical irregularities were present in 5 of 7 SN (71%),
yet none were found in AST (0%, 0/1) (Fisher’s exact test,
P=0.375). From systematic research in the literature, 9 patients
were included in this review. At histology, 88.9% were SN and
11% AST. Remarkably, also in the literature, multiple dermato-
scopical irregularities were present in most SN (75%, 6/8), but not
in the identified AST (0%, 0/1) (P=0.3333). We present a mono-
centric study on pediatric spitzoid ear lesions. Importantly, der-
matoscopical irregularities were not significantly associated with
AST, neither in our series nor in the reviewed literature (respec-
tively P=0.375 and P=0.3333), supporting the fact that relying
only on the dermatoscopical aspect of spitzoid lesions is not accu-
rate enough for the special site of the ear, where dermatoscopy
could actually be misleading.

Introduction

Spitzoid lesions represent a challenging dermatological entity,
as they comprise benign Spitz nevi (SN), malignant melanoma
(MM), and melanocytic proliferations with intermediate features
between melanoma and nevus, the so-called atypical Spitz tumors
(AST).!+#

The differential diagnosis of these spitzoid entities is clinically
as well as histopathologically challenging, particularly at special
body sites such as the ear, mucosae, and acral skin, where
microanatomic diversity influences skin morphology.* While der-
matoscopy was suggested as a diagnostic tool to avoid excision of
well-recognized benign lesions, on special body sites such as the
ear, clinical-dermatoscopic aspects may not correspond to histo-
logical characteristics. Moreover, spitzoid ear lesions are rare and
therefore seldom reported in the literature, hindering the develop-
ment of consensus guidelines on the management and treatment of
these lesions.

Herein, we present a case series of pediatric spitzoid ear
lesions from a single-center experience. Lesions were analyzed
clinically, dermoscopically, and histologically, expanding current
knowledge on this rare entity. Also, we conducted a systematic
review on spitzoid lesions of the ear in pediatric age to compare
known literature data with our monocentric experience and to
evaluate the diagnostic accuracy of the clinical-dermatoscopic
assessment.

Materials and Methods

We conducted a retrospective study on pediatric spitzoid
lesions of the ear presenting at the Dermatology Unit of the
Pediatric Hospital IRCSS Giannina Gaslini over the last 7 years
(2015-2022). The study was conducted retrospectively following
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local guidelines, employing electronic records of patients and
histopathological reports to retrieve all relevant data. Written
informed consent was obtained for publication of the documenta-
tion, including the photographic documentation. -

All lesions clinically diagnosed as SN, AST, or MM of the ear
were registered and dermoscopically evaluated by two observers.
Surgical excision was performed, also in compliance with the
International Dermoscopy Society (IDS) guidelines. All lesions
were completely excised with an elliptical excision using a #15
scalpel blade and histopathologically analyzed (Table 1).

Also, literature about spitzoid pediatric ear lesions available
on Google Scholar and PubMed was systematically reviewed in
compliance with the preferred reporting items for systematic
reviews and meta analysis.’

Combinations of the following keywords were used to retrieve
all relevant articles: (((Spitz) OR (spitzoid) OR (Spitz nevus) OR
(Spitz tumor) OR (spitzoid melanoma) OR (spitzoid lesion)) AND
(ear) AND (pediatric)). We included studies and reviews reporting
new cases of spitzoid lesions of the ear in pediatric age (<18
years), dermatoscopically and clinically evaluated, and
histopathologically confirmed (Table 2).4¢8

Results
At the Dermatology Unit of the Pediatric Hospital IRCSS

Giannina Gaslini, 8 ear lesions with spitzoid features or possibly . . .

. . . . . igure 1. Dermatoscopical images. a) Compound Spitz nevus of
representing MM were studied, excised, and histologically ana-  {h¢' car helix, with multiple dermatoscopic irregularities; b)
lyzed (Figure 1). Patients’ features are reported in Table 1. Compound Spitz nevus of the helix, with multiple dermatoscopical

Patients had a mean and median age of, respectively, 7.4 and patterns, thickened pigmented pseudo-network, pigmented streaks,
6.5 years, male:female ratio of 1.7:1 and Caucasian ethnicity. The ~ dark structureless pigment, and a blue whitish veil; c) Atypical

. . . Spitz tumor, presenting as 4x4 mm pigmented papule of the anthe-
helix was the most frequently interested anatomic site (75%, 6/8), lig, with glgbular c c%bbl estone pzﬂt%rn, Wiﬂ'ﬁ)l?t dermatoscopic

and most spitzoid lesions were clinically raised (87.5%, 7/8), well- irregularities; d) Spitz-Reed nevus of the helix, with multiple der-
circumscribed (88%, 7/8), small-sized (<6 mm diameter) (75%, matoscopic irregularities.
6/8), and smooth-surfaced (75%, 6 /8).

Dermoscopically, 75% (6/8) of the lesions were pigmented. Of
note, 75% (6/8) of lesions had at least one sign of dermoscopic (
irregularity, and 62.5% (5/8) of lesions had 2 or more signs of h

Identification of studies via databases and registers

l

irregularity. Indeed, irregular peripheral streaks were described in _

37.5% (3/8), dark structureless pigment in 50% (4/8), thickened 8| | Rocors ientrid rom- e aoningemoved before
pigmented pseudo-network in 12.5% (1/8), pigmented irregular H Databases {n = 2105) > [{’:":"5“?“ records removed
globules in 25% (2/8), and inverted network in 25% (2/8) of cases. -

Of lesions without dermoscopic irregularities (25%, 2/8), one was | |

histologically AST. !

Excision was performed in all cases for histopathological () Records screened Records excluded
evaluation (100%, 8/8). At histology, 87.5% (7/8) of lesions were n =2100) (n =2085 )
consistent with SN, of which 1/8 was a compound SN, 1/8 was a l
congenital SN, and 1/8 was an angiomatoid SN. Only one lesion
(12.5%, 1/8) was diagnosed as AST. At histology, no lesion was - frepgas Sought for etrevel »| Report notrelreved
consistent with MM. s

Multiple (>2) dermatoscopical irregularities were present in 5 § l
of 7 SN (71%), yet none were found in AST (0%, 0/1). The pres- Reports assessed for eligibility N
ence of multiple dermatoscopic irregularities was not statistically n=49) “"’ﬁ!‘;ﬁ’.ﬁ“&i"&"@ n=5)
associated with AST more than with SN (Fisher’s exact test, %“2::1'2";? f: :;6}}
P=0.375).

Throughout the systematic research of the literature, a total of — v
2105 articles were initially retrieved, but, finally, only 4 articles 2 | | Stucies included in review
describing 9 patients satisfied the strict inclusion criteria and were % g;;:n e sorted n the studles
selected, as presented in Table 2.458 A schematic illustration of the £ | =)

literature search and the study selection criteria is presented in
Figure 2.
Also in the literature, the most frequently interested anatomic Figure 2. A schematic illustration of the literature search and the

site was the helix (44.4%, 4/9), spitzoid lesions were mostly raised  study selection criteria is presented in the preferred reporting items
(66.6%, 6/9), clinically well-circumscribed (100%, 9/9), small- for systematic reviews and meta-analysis 2020 flow diagram.
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sized (<6 mm) (88.9%, 8/9), and smooth-surfaced (55.6%, 5/9). - -
Dermoscopically, 66.6% (6/9) of lesions were pigmented. ) - - g |7 E T s
Overall, 88.9% (8/9) had at least one dermatoscopic irregularity, i i i: o les 2. |B. |22 B
and 66.6% (6/9) had multiple (>2) dermatoscopical irregularities. 2 is i £ |38 |FF 5% |F5 |7
Indeed, irregular peripheral streaks were described in 55.6% (5/9) . s P 2 PR A s |z <
of the cases, pigment forming a thickened pseudonetwork in i3 B, 2. ERR U - T
33.3% (3/9), structureless pigment in 22.2% (2/9), irregular glob-
ules and blotches in 33.3% (3/9), and a blue-whitish veil in 22.2% %
(2/9). Atypical vascular patterns were described in 22% (2/9) of L E ’ . P . 5
the lesions, always combined with small, pigmented areas. Only MeEs. . - = F F - F .
one lesion showed no particular irregularity (11.1%, 1/9), forming 3
red vascular globules organized in cobblestones. At histology, H
88.9% (8/9) of lesions were SN, and 11% (1/9) were diagnosed as meLE, & & : B oz |E |E |8
AST. No lesion was consistent with MM. Of note, also in the lit- - = L o - P
erature, multiple dermatoscopical irregularities were present in P i3 ggg =E - I T
most SN (75%, 6/8), but not in the identified AST (0%, 0/1). 51, i E . 3t _5_; £ :
Dermatoscopic irregularities were not statistically associated with - B Eﬁ s § if %E ¢ (3 Eﬁ e i g
AST more than SN, neither in our series nor in the literature tcE SER |FERERREAE  [5EER = -
(Fisher’s exact test P=0.3333). i oy g 5. L1 :g ;E g § 51 .
232 S uwpag . 2% 248 ENIERE 2
Discussion and Conclusions 55 133 s 2 g
Management of spitzoid lesions is controversial, and numer- 5 488 |4€3 g :’i - ; —é gg
ous succeeding guidelines have been developed by IDS to help < EEE |Ri3 g B R LIt 25
clinicians handle the morphological overlap between SN, AST, 3 o . e e 3 e 3 s
and spitzoid melanoma.’!? Further to the valuable recommenda- g, g gﬂ % % g% g & g g
tions of IDS that are developed as a general guideline to follow in ad == 5= == e PR O|F= FEROPES
all possible settings, the clinician must establish a tailored ¥ gzl e 2|z
approach for every patient to ensure the best diagnostic and ther- 3 g . g 2y . é . g . % . i . g £y
apeutic approach. The present series on pediatric spitzoid ear if ZE, [EZ I BB 5. [BE.B 5. |EF
lesions, with almost a decade of data collected monocentrically
from consecutive patients, encompasses a large case series, . _ . L = e | g
including 9 lesions from this rare entity. Notably, all spitzoid-look- ‘E g g : |E 3:5 : g E
ing lesions in consecutive patients were excised and histologically ° ° ° S N i G -
examined, reducing the inevitable bias toward adopting conserva- ) E
tive management for some benign-looking spitzoid lesions.'!"!? i [ é;% E | |z CO T ]
Yet, the present study was conducted in compliance with IDS 2% g | S E E[E [FE R
guidelines: 75% (6/8) of lesions had at least one sign of dermo-
scopic irregularity justifying surgical excision. Indeed, IDS guide- §f - - = ko o | .
lines suggest the excision of all asymmetric spitzoid lesions, i = - R A - -
intended as lesions with asymmetrically distributed spitzoid fea- B
tures (dotted vessels, reticular depigmentation, peripheral é% . . £ 0, 1. £ § . .
streaks/pseudopods). In fact, the distinction from melanoma is EE% 2 3 I E B £ 2 i
only histologically feasible in these cases.” Of the remaining two z -
lesions analyzed in this study, one was raised and roughly nodular, HI: ﬁg
rationalizing surgical excision. The other one was a raised, eroded, Ezie g " .
and bleeding papule, and IDS suggested a lower threshold for | i ° - - " n
excision of non-pigmented lesions, supporting the prudential g . _ R = e s . _
choice of surgical removal.*! EE g g i E E § E g E
In light of a risk-associated age-dependent strategy and taking | g S S I & |8 g —g
into account concerns about anesthesiologic procedures in chil- E z
dren, it is important to consider that IDS recommendations explic- g i s
itly favor flexibility in children.® Still, it must be mentioned that £ = 2 o
pediatric dermatologists are trained to perform surgical excisions 3 =
in children with high levels of surgical manageability, largely = g . . §
without general anesthesia, also on the head and neck. This diffi- i il - " N M I - E
cult-to-treat site should by no means represent a diagnostic limit. i 3 z
Considerable overlap exists between malignant and benign §§§ %
dermatoscopic features in spitzoid lesions,'*!7 especially in ear 33 2 = =2 = = 2 Z |z N
lesions, that tend to have clinical and dermatoscopic irregularities 3. %
due to the anatomic morphology of this special site.* féé 2
This study evidenced the presence of multiple dermatoscopi- ik - - M A = " -

cal irregularities in 71% of SN, which is consistent with literature
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data reporting multiple dermatoscopical irregularities in 75% of
SN. However, this irregular dermatoscopical aspect did not corre-
spond to the histological benignity of the great majority of these
lesions. Moreover, 0% of identified ear ASTs had multiple der-
matoscopical irregularities, which is in line with the general trend
of'the literature, where almost 20% of ASTs of the whole body are
reported to have only typically benign features.”

It is worth noting that dermatoscopical irregularities were not
significantly associated with AST, neither in our series nor in the
reviewed literature (respectively p=0.375 and p=0.3333), support-
ing the fact that relying only on the dermatoscopical aspect of spit-
zoid lesions is not accurate enough for the special site of the ear
and that dermatoscopy could actually be misleading.

In addition, though pediatric MM is rare (<1% of all
melanomas) and no MM was reported in the present study, one
cannot exclude the possibility of spitzoid melanoma arising in
pediatric age, especially on the ear, keeping in mind that the spit-
zoid manifestation of MM is the most frequently reported in MM
of pediatric age.>'"1?

In conclusion, considering the low correspondence of clinical-
dermatoscopic and histological aspects in spitzoid lesions, espe-
cially at the challenging anatomic site of the ear, the authors rec-
ommend that spitzoid lesions of the ear should be handled pru-
dently.
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