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CASE STUDY

Bronchogenic glomangiomyoma with local

intravenous infiltration

M. Katabami**, K. Okamoto®*, K. Ito’, K. Kimura* and H. Kaji*

ABSTRACT: Most glomus tumours occur in the dermis and subcutaneous tissues. Lung glomus

tumours are quite rare.

The current authors present the first reported case of a lung-derived glomangiomyoma, the

rarest variant of glomus tumour.

A 56-yr-old female was admitted with haemoptysis. Chest computed tomography showed an
~5-cm-diameter mass in the right lower lobe with mucoid impaction. After a right lower
lobectomy, a diagnosis of glomangiomyoma was made.

The tumour had grown endobronchially and its maximal diameter was 5.5 cm. Although
cytologically benign, glomus tumour cells had visibly infiltrated neighbouring vessels. These
results suggest that a bronchogenic glomangiomyoma has a low-grade malignancy potential and

warrants close follow-up.

KEYWORDS: Bronchogenic glomangiomyoma, glomus tumour, intravenous infiltration, low-grade

malignancy

lomus tumours are presumed to origi-
G nate from the modified smooth muscle

cells of glomus bodies, which are ther-
moregulating arteriovenous anastomoses. Glomus
tumours are mostly benign neoplasms arising
from the distal parts of the dermis and subcuta-
neous tissues, where there is an abundance of
glomus bodies. However, glomus tumours occa-
sionally occur in the viscera, where glomus bodies
are believed to be sparse or even absent. Lung
glomus tumours are quite rare, with only 16 cases
reported so far in the English-language literature.
The current authors present the first case of a lung-
derived glomangiomyoma, the rarest variant of
glomus tumour, and highlight its unusual clinico-
pathological aspects.

CASE REPORT

A 56-yr-old female smoker presented with
sudden haemoptysis and was admitted to hospi-
tal (Iwamizawa Rosai Hospital, Iwamizawa,
Japan). Over the previous 2 yrs, the patient had
been followed for bronchiectasis at a nearby
clinic, during which time she had been asympto-
matic. Admission chest computed tomography
(CT) scans showed an ~5-cm-diameter, well-
circumscribed lobular mass extending down-
ward into the right lower lobe (fig. 1a), along
with several irregularly shaped opacities distal to
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the mass (fig. 1b). The opacities appeared to
contain some airspaces (fig. 1b). Physical and
radiography examinations did not reveal any
other primary tumours elsewhere in the body.
Laboratory tests were all within the normal
range. Bronchoscopic examination revealed a
smooth-surfaced, ruddy grey mass that bled
easily and occupied the entrance to the right-
stem basal bronchus (fig. 1c and d). This finding
was suggestive of a bronchial carcinoid tumour,
but biopsy specimens were not diagnostic. Since
it seemed likely that the patient’s haemoptysis
was originating from this large haemorrhagic
mass, a video-assisted right lower lobectomy was
carried out.

Macroscopically, the grey-brown solid mass had
grown endobronchially to a size of 5.5x4.4x
3.4 cm. The mass occupied the area from the stem
basal bronchial lumen to the subsegmental
lumens of the right lower bronchus (fig. 2a
and b). Solid nodules were detected inside the
large veins adjacent to the main mass, suggest-
ing intravenous infiltration of the lesions
(fig. 2a). Mucoid impaction was found in the
dilated bronchi around the periphery of the
mass, corresponding to the distal opacities seen
on chest CT (figs 1Ib and 2c). The mass was
composed of almost equal amounts of three
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FIGURE 1. aand b) Chest computed tomography scans showing an ~5-cm-
diameter well-circumscribed lobular mass (arrows) extending downward into the
right lower lobe, with opacities (white arrowheads) distal to the mass. ¢ and d)
Bronchoscopic examination shows a smooth-surfaced haemorrhagic mass
(arrows) occupying the right lower lobe bronchus.
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distinct components (uniform round epithelioid cells, spindle
leiomyomatous cells and intermingled blood vessels), as
shown by the magnifying-glass view (fig. 3).

Microscopically, round cells were seen that characteristically
had a clear eosinophilic cytoplasm with diffuse fine chromatin
(fig. 4a). These features of the round cells are very reminiscent
of glomus tumours that usually arise from the dermis. Spindle
cells were found to be arranged either in bundles or in a more
irregular manner (fig. 4b). These arrangements of spindle cells
were seen side by side with clusters of round cells (fig. 4c).
Abundant branching vessels were intermingled with the solid
tumour components (fig. 4d). Immunohistochemical study
revealed that the tumour cells were positive for a-smooth
muscle actin (1:50; Dako, Glostrup, Denmark; fig. 5a), muscle-
specific actin (using the mouse monoclonal antibody HHF-35;
1:50; Nichirei, Tokyo, Japan; fig. 5b), vimentin (1:100; Dako),
and weakly positive for desmin (1:50; Dako; fig. 5c), and were
negative for CD56 (1:100; Novocastra, Newcastle-upon-Tyne,
UK), S-100 protein (1:500; Dako), chromogranin (1:50; MBL,
Woburn, MA, USA) and CD34 (1:50; Dako; data not shown).
These findings supported the definite diagnosis of a glomus
tumour. Furthermore, given that both spindle cells and
intermingled blood vessels were more frequently seen than
the typical round glomus cells, the present case was diagnosed

Stem
basal
bronchus

FIGURE 2. a, b) The 55x4.4x3.4-cm grey-brown solid mass grew
endobronchially (arrow) and dilated the area from the stem basal bronchus to the
sub-segmental lumens (B9, B10 and B9a) of the right lower bronchus (arrows).
b) A solid nodule (white arrow) detected inside a large vein adjacent to the main
mass. ¢) Pronounced mucoid impaction was found around the periphery of the

mass.
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FIGURE 3. Magnifying-glass appearance of the tumour, showing almost equal amounts of three distinct cellular components: a) angiomatous lesions with abundant
intermingled blood vessels; and b) lesions with uniform round epitheloid cells (blue-stained areas), and lesions with spindle leiomyomatous cells (red-stained areas).

FIGURE 4. a) Uniform round cells with eosinophilic cytoplasm. b) Spindle cells arranged in bundles or in a more irregular manner. c) The components of the spindle cells
are seen merging with those of the uniform round cells. d) Abundant branching vessels intermingled with solid tumour components. Haematoxylin and eosin stain was used.
Scale bars=25 um (a), 50 um (b and c) and 0.25 mm (d).
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FIGURE 5. Positive immunoreactivity of a) a-smooth muscle actin (SMA; 1:50; Dako, Glostrup, Denmark), b) muscle-specific actin (using mouse monoclonal antibody

HHF-35; 1:50; Nichirei, Tokyo, Japan) and c) desmin (1:50; Dako). Scale bars=25 um.

FIGURE 6. Tumour cells showing intravenous infiltration in a) low- and b) high-
power view. Haematoxylin and eosin stain was used. Scale bars=0.5 mm (a) and
0.1 mm (b).
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as a glomangiomyoma, the rarest variant of glomus tumour.
Cellular atypia and necrosis were only rarely seen in this
tumour. There was no infiltration of tumour cells into the
lymph nodes. However, tumour cells infiltrated discernibly
into the adjacent vessels and proliferated inside the vessels
(figs 2a and 6). The tumour extended to the contiguous
pulmonary parenchyma. One year after surgical resection of
the tumour, the patient has remained stable.

DISCUSSION

A lung carcinoid tumour typically presents as a proximal
smooth haemorrhagic mass prone to cause haemoptysis, as
occurred in the current case [1]. Carcinoid tumours arise much
more frequently in the lung than glomus tumours. Mucoid
impaction has also been documented to occur in lung carcinoid
tumours [2]. In the current patient, carcinoid tumour was the
initial pre-operative diagnosis. Carcinoid tumour cells have a
neuroendocrine origin, whereas glomus tumours are derived
from modified smooth muscle cells and are almost always
positive for o-smooth muscle actin (SMA), HHF-35 and
vimentin. In the present case, the tumour was negative for
neuroendocrine markers (CD56 and S-100 protein), which
allowed the possibility of carcinoid tumour to be excluded.
Haemangiopericytoma may be another important differential
diagnosis, since its pathological features are often confused
with glomus tumours, particularly with those glomus tumours
that possess copious spindle cells. However, in the current
case, a large number of epithelioid round cells, typical of
glomus cells, were present, and this allowed the glomus
tumour to be distinguished readily from a haemangiopericy-
toma. Furthermore, haemangiopericytomas are frequently
positive for CD34 and negative for a-SMA and desmin,
whereas in the present case the opposite findings were noted,
thus making a diagnosis of haemangiopericytoma highly
unlikely [3, 4].

Glomus tumours can be subdivided pathologically into glomus

tumour proper, glomangioma and glomangiomyoma, based
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on the relative predominance of the three major constituents:
round glomus cells in glomus tumour proper; blood vessels in
glomangioma; and spindle cells in glomangiomyoma. Glomus
tumour proper is the most common, followed by gloman-
gioma. Glomangiomyoma is the rarest variant with a
frequency as low as 8% of all glomus tumours [5]. This case
was diagnosed as a glomangiomyoma, as it had a pronounced
spindle-cell component that existed side by side with typical
round glomus cells. The abundance of these transitional zones
is a distinct feature of glomangiomyoma [5]. To the best of the
authors” knowledge, the current case is the first lung
glomangiomyoma ever reported.

Another striking feature that was noted in the current case was
the presence of intravenous infiltration by the glomus tumour
cells. A recent re-evaluation of atypical and malignant glomus
tumours did not classify vascular space involvement per se as a
malignant finding [6]. However, this re-evaluation was based
mainly on skin or subcutaneous glomus tumours. Thus, it may
be premature to apply this concept to pulmonary glomus
tumours, given the clinicopathological differences between
extra-visceral and visceral glomus tumours [7, 8]. A recent
report noted that a case of gastric glomus tumour accompanied
by intravascular infiltration with only mild atypia was found
to be malignant 33 months after resection [7]. The abundance
of spindle-cell foci and a tumour size >5 cm may also be
potential risk factors for malignancy in visceral glomus
tumours [7, 8]. These factors were all present in this case. In
particular, the tumour’s maximal diameter was 5.5 cm, which
is by far the largest of all previously reported glomus tumours
with endobronchial growth (including one malignancy),
whose diameters ranged 0.7-2.5 cm [8-12]. Based on these
findings, the current case of bronchogenic glomangiomyoma
was considered to have the potential for low-grade malig-
nancy.

In conclusion, the present authors have described the first
glomangiomyoma (the rarest variant of glomus tumour) ever
reported in the lung. Since the tumour presented as an
endobronchial smooth haemorrhagic mass, carcinoid tumour
was first considered in the differential diagnosis. After surgical
resection, a diagnosis of glomangiomyoma was made, based
on histopathology and immunohistochemistry. Notably, since
this tumour was >5cm in size and was accompanied by
intravenous infiltration, there is a potential for low-grade
malignancy. Therefore, close follow-up is warranted even after
curative resection.
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