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Sclerosing Hemangioma of the Liver.
Unusual and Benign Hepatic Neoplasm
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SUMMARY: Hemangiomas are the most common non-cystic benign liver tumors. Typically, they are incidentally discovered through
routine radiological imaging. These tumors can become complicated and develop fibrosis, with the extreme presentatioatieing hep
sclerosing hemangioma (HSH), a very rare, atypical benign tumor. Initial diagnosis of HSH is often erroneous, as it aasedendtnf
primary or secondary malignant liver neoplasms. Consequently, HSH are frequently resected, and the diagnosis is corgirmistdiogioal
and immunohistochemical studies of the resected specimen. The aim of this manuscript was to report a surgically tredi&Hcaise of
review the existing evidence regarding its clinical and morphological characteristics. The case of a 79-year-old maidpatietgrwent
surgical intervention for HSH at RedSalud Mayor Temuco Clinic in October 2023, was examined. A solid tumor situated Segment VI,
measuring 4 cm in its largest dimension was identified. MRI demonstrated a mass with low-signal intensity mass on T1mazigbtadd
areas of high-signal intensity on T2-weighted images and a hypointense mass in the hepatobiliary phase. The tumor waekoisgdetel
Subsequent to histopathological analysis, immunohistochemical staining was performed for WT1, CD31, ERG, CD34, and Péameitoquera
AE3 & AEL. The patient experienced an uneventful postoperative course and was discharged on the third day after the riuggery. Du
follow-up assessments, the patient's overall condition remains satisfactory. HSH is an exceedingly rare tumor. Clingcahtanhaging
findings associated with this type of lesion are non-specific. It should be included in the differential diagnosis cérslelsioins. Complete
surgical resection with clear margins is the treatment of choice, and it prognosis is favorable.
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INTRODUCTION

Hepatic cavernous hemangioma represents one of tgggesting that by December 2022, only 78 cases had been
most frequently encountered benign hepatic neoplasntiycumented in the literature (Poras al., 2022).
however, hepatic sclerosing hemangioma (HSH) iNevertheless, as of October 2023, our records indicate the
exceedingly rare (Yugawet al, 2018; Xuet al, 2019). The publication of slightly over 100 cases (Makhlouf & Ishak,
degeneration of hemangioma may occur through &902; Ridgeet al, 2014; Hwanget al, 2019; Kimet al,
escalation in fibrosis and thrombosis within its vasculé2021; Poragt al, 2022).
channels, a condition known as sclerosing or hyalinizing
hemangioma. This process may lead to the final stage or  The differential diagnosis of HSH includes
involution, during which the hemangioma undergoesonsiderations for intrahepatic cholangiocarcinoma,
complete sclerosis or hyalinization (Yamadal, 2012). hepatocellular carcinoma, hepatic metastases,

cystadenocarcinoma, and gallbladder carcinoma (Yamada

The first report of a HSH dates back to 1983etal, 2012; Wakasugit al, 2015; Suget al, 2018; Yugawa
documenting four individuals with solitary necrotic liveret al, 2018; Koyamat al, 2019; Zharet al, 2023). In the
nodules that mimicked metastases: two diagnosed duringjority of cases, the definitive diagnosis is achieved through
surgery and the other two through post-mortem examinatitime histopathological examination of the surgical specimen
(Shepherd & Lee, 1983). Furthermore, there is eviden{#iyamotoet al, 2015; Yugawat al, 2018).
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Macroscopically, HSH presents as whitish solienhancement with intravenous contrast, peripheral
masses, often with a yellowish area, featuring an elastic, sefhhancement in the late phase, and a non-enhancing
and homogeneous surface (Sagal, 2018). Microscopically, component, indicative of a neoplastic lesion, secondary
fibrotic areas with hyalinization and a predominance dfmplant, or primary lesion resembling cholangiocarcinoma
sclerosed regions are typically observed (Miyamett@l, (Fig. 1). As for surgical history, the patient had only
2015; Sugcet al, 2018). Despite the benign nature of HSHundergone a cholecystectomy.
the differential diagnosis guides towards the complete excision
of the lesion as a curative treatment @{wal, 2019). Laboratory findings indicated an elevated erythrocyte

sedimentation rate, uremia, and glycemia; however, tumor

The aim of this manuscript was to report a surgicallynarkers were negative (Table I). Due to the growth of the
treated case of HSH and review the existing evidendesion, diagnostic uncertainty, and the patient's preference,
regarding its clinical and morphological characteristics. patient was admitted for surgical exploration. A syndromic

CASE PRESENTATION Table I. Preoperative laboratory tests.
Variables _ Our case Normal values
This report was written according to the Case Rep%ﬁ'ﬁmg%gﬁ'tn(%/d b iﬁ ‘118: éz
Guidelines (CARE) (Gagnieat al,, 2014). Leukocytes (1073/ul) 732 4-10
Platelets (1073/ul) 224 150 - 400
Case DescriptionA 79-year-old male patient with a historyESR (mm/h) 14.0 0-13
. . . . C-Reactive Protein (mg/dL) 15.1 0-10
of arterial hypertension and type Il diabetes mellitus, undgrood glucose (mg/dL) 119 74- 99
treatment with olmesartan, amlodipine, bisoprolol, andremia (mg/dL) 471 193-428
metformin, presented with an entirely asymptomatic hepatiteatinine (mg/dL) 11 06-12
focal lesion. The lesion was diagnosed through abdomin@@! proteins (g/dL) 7.6 64-83
. - . bumin (g/dL) 41 35-50
computed tomography in 2022, revealing a focal lesion iﬁ)tal bilirubin (mg/dL) 08 02-13
segment VI measuring 3.6 x 3.3 x 2.9 cm with irregulafjkaline phosphatases (U/L) 74 38-126
margins, symmetry, and hypovascularity. ProgressivasT (U/L) 24 17-59
enhancement with intravenous contrast was noted, displayf TTf:U/ IL_J)/L 2316 2115' 7723
irregular capsular enhancement, associated with small fogrothro(mbi% %) 979 70'_ 100
dilations of the adjacent intrahepatic bile duct, as well a5k (s) 26.2 21-132
retraction of the hepatic capsule, suggesting neoplasti® _ 101
characteristics. In September 2023, Magnetic Resonarfgeha-fetoprotein (Ui/mL) 26 0-75

rcinoembryonic Angien (ng/mL) 0.6 0-75
19-9 (Um/L) 134 0-37
R: Erythrocyte sedimentation rate; AST: Aspartate aminotransferase;
€L5T: Alanine aminotransferase; GGTP: Gamma-glutamyl transpeptidase

Imaging (MRI) confirmed the presence of a focal lesion th@:
was hyperintense in T2 and hypointense in T1, located i1
segment VI, with a diameter of 4.2 cm. The lesion exhibit é

hepatic capsule retraction, diffusion restriction, progressivaTK: Partial thromboplastin time; INR: International Normalized Ratio.
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Fig. 1. Image of the patient's lesion by MRI. Alocalized lesion is observed in segment VI, measuring 4 x 4 x 4 cm. Camtcashent
reveals wall enhancement, with high signal intensity on T2-weighted images.
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diagnosis of a hepatic tumor of unspecified origin, possibMycril-0 sutures for the peritoneum, continuous PDS-1
peripheral cholangiocarcinoma, was established. sutures for the aponeurosis, and staples for the skin.

Surgical findings: Upon laparotomy, the presence of a solidPathological study: In the macroscopic analysis of the
hepatic mass was confirmed in the patient, localized 8pecimen, a piece of hepatic tissue measuring 6 x 6 cm was
segment VI, measuring approximately 5 cm in the greatebserved, containing a moderate amount of adipose tissue.
diameter, with retraction of the hepatic capsule. Notabliypon sectioning, an indurated nodular formation with
there was an absence of ascites, enlargement of local lynigrhgular margins, whitish-pink in color, measuring 2.7 x
nodes, any additional lesions within the liver or peritone@.5 x 2.5 cm, was identified, situated 3 mm from the surgical
cavity. Intraoperative ultrasonography facilitated the preciseargin and 2 cm from the hepatic capsule (Fig. 3).
localization of the lesion, assessment of capsular retractidiicroscopic analysis revealed a specimen composed of
and evaluation of the lesion's relationship with tributaries dfagments of hepatic tissue with focal architectural distortion,
the right hepatic and portal veins (Fig. 2). characterized by nodular areas of acellular fibrosis, partly
hyalinized, with accumulations of lymphocytes,
Surgery performed: After performing a midline macrophages containing hemaosiderin-type pigment, and foci
supraumbilical laparotomy with a right-sided in J-shapedf dystrophic calcification. In the periphery of these areas,
extension, the abdominal cavity was systematically explorelilated vascular structures with normotypic endothelium
in quadrants. The round, suspensory, coronary, and rigire recognized. Focally, vascular structures with irregular,
triangular ligaments were sequentially ligated using Ligasud#ated lumens and fibrous septa measuring up to 1 mm were
Impact®. Following the aforementioned ultrasonographiclentified. The surrounding hepatic tissue exhibited
exploration, a segmental hepatectomy was performed witticrofoci of hemorrhagic infiltration, mild steatosis, and
safety margins, employing total clamping of the hepatimicro and macrovesicular vacuolation. Focal lymphocytic
pedicle with ischemia time of 21 minutes and blood loss ahd lobular inflammatory infiltration was present, with some
320 cc. Parenchymal transection was achieved usiegsinophils. Additionally, bile ducts with cholestasis were
Ligasure Impact®. Subsequently, a drain was placed in tbbserved (Fig. 4). The final pathology report concluded the
tumor bed, exteriorized through a counter-opening, and tepecimen to be a 'sclerosing hemangioma with foci of
abdominal wall was closed in layers, utilizing continuoudystrophic calcification, without atypical features.

Fig. 3. Fresh surgical specimen. A) Lateral view of segment VI and the HSH. B) Surgical specimen's bloody aspect. Cj&ro$s-sect
the specimen. Lesion exposed and extended.
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F|g 4, Mlcroscopy |mages H&E staining reveals a lesion composed of vessels of various S|zes dllated W|th hyallnlzed
scleratic, and fibrous stroma. A) 50x. B) 100x. C) 100x. D) 100x.

Immunohistochemical study: The immunohistochemical Ventana). This comprehensive profile led to the conclusive
analysis, performed using the Roche BenchMark Ultridentification of a «vascular lineage proliferation» (Fig. 5).
system, revealed positive staining for WT1 (mousPostoperative Course: The patient experienced an uneventful
monoclonal, 6F-H2, Cell Marque), CD31 (mouseostoperative course, with mobilization and oral intake
monoclonal, JC70, Cell Marque), ERG (rabbit monoclonainitiated on the first postoperative day, leading to discharge
EP111, Cell Marque), and CD34 (mouse monoclonabn the third day. During the subsequent follow-up, it was
QBEND/10, Cell Marque). Conversely, it showed negativeonfirmed that the patient was in good overall condition and
results for Pan-cytokeratin AE3 & AE1 (AE/AE/PCK26,had resumed normal activities.

; >
Sl Te » 1 \
SR .‘ -.S‘ G & (%) N
Sk qg_ o hw (
¢ TR LY 14
- - »
: t Ry * 94
-
Ve Tt .‘%\. - »
/ N . o L) 5 &
N S [ 4 / S

\ ) " ERG200% ' _  "\§\ \\J CDsﬂgoL

Fig. 5. Immunohlstochemlstry staining images. Vascular components W|th posmve staining for A) WT1 in 100x.
B) CD31 in 400x. C) ERG in 200x. D) CD34 in 100x.
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DISCUSSION of a cavernous hemangioma into HSH gtial, 2021), or the
development of pericapillary smooth muscle proliferation
Cavernous hemangioma is the most common benig@hoiet al,, 2008). In this case, we observed the synchronous
tumor of the liver, with a prevalence of up to 20 % in autopsgoexistence of an HSH with a cavernous hemangioma.
studies, and it is five times more common in women
(Papafragkakiet al, 2011; Yamadat al, 2012; Behbahani Imaging techniques play a crucial role in the
et al, 2016; Navalet al, 2018; Suget al, 2018; Yugaw&t diagnostic process: Ultrasound (Waeg al., 2022),
al., 2018). However, HSH is an exceedingly rare conditiomomputed tomography (CT) and MRI may exhibit evidence
described in up to 2 out of every 1000 autopsies (Yaraaidaof irregular margins in addition to associated enhancement
al., 2012; Xuet al, 2019). (peripheral on CT and central on MRI) without contrast
uptake (including fluorine-18 fludesoxyglucose and
Sclerosing hemangiomas arise from degeneratiygadoxetic acid), as well as changes during follow-up, related
changes such as recent hemorrhages, hemosiderin depotitdecreased lesion volume and loss of enhancement regions.
thrombus formation, necrosis, and scar formation in caverno8sich findings may suggest HSH (Hietaal.,, 2010; Ozaki
hepatic hemangiomas (&t al,, 2019; Takinoshitat al, 2022; et al, 2018; Hwangpt al, 2019; Jizet al, 2021; Kimet al,
Ibrahimet al, 2023). This can lead to the final stage, wher2021; Poragt al, 2022; Renzullet al, 2022). However, it
the hemangioma undergoes complete sclerosis @rcommon for an HSH to be misdiagnosed as a primary or
hyalinization. Coexistence of an HSH with a cavernousecondary malignant neoplasm of the liver, often resulting
hemangioma has been documented (Shinede, 2013; in hepatectomy in such cases (Shin, 2011; ®baf, 2013;
Andeeret al, 2015; Yukiet al, 2015), as well as the evolution Sugoet al, 2018; Navalet al, 2018). In the current case,

Table Il. HSH. Evidence 2002-2023.

Author Age Sex LS Diameter Dynamic TC MRI (T1/T2) Preoperative Dg.
cm
Makhlouf & Ishak, 2002(n=18) 63 M:12 RL=12 (6.0) NR NR NR
Choiet al., 2008 63 M 6-7 14.0 No enhancement Low/intermediate CcC
Hidaet al., 2010 75 F 5-6 3.0 Ring enfancement  Low/High LM
Papafragkakigt al., 2011 52 F 7 6.2 NR NR NR
Shin, 2011 50 M RL 10.0 Ring enfancement  Low/High HSH
Yamadeet al., 2012 75 M 8 11 Ring enfancement  Low/High LM
Yamadeet al., 2012 75 M 8 11 Ring enfancement  Low/High LM
Songet al., 2013 63 F 2-3 9.1 Ring enfancement  NR Undetermined
Shimadeet al., 2013 63 M 8 1.0 Ring enfancement  Low/High Hemangioma
Ridgeet al., 2014 (n=12) 63.3 F10 NR 4.2 NR Low/High-5 NR
Andeenet al., 2015 60 F 4 35 No enhancement Low/intermediate CcC
Miyamotoet al., 2015 76 M 6-7 5.9 Ring enfancement  Low/High CC
Wakasugiet al., 2015 67 F 7 2.8 Ring enfancement  High/High LM
Yuki et al.,, 2015 81 M RL 7.0 NR NR LM
Behbahankt al., 2016 67 M 8 3.8 Ring enfancement  High/High LM
Navaleet al., 2018 69 F 4-5 4.0 No enhancement Low/Low Gallbladder Cancer
Ozakiet al., 2018 57 M 2-3 4.5 Ring enfancement  High/High CcC
Sugoet al., 2018 39 F RL 17.0 Ring enfancement  Low/High Cystadenocarcinoma
Yugawaet al., 2018 48 M RL 6.7 Ring enfancement  Low/High HCC
Hwanget al., 2019 (n=9) 57.5 M=5 NR NR NR Low8/Low6 Malignant neopasm
Koyamaet al., 2019 68 M 5 2.2 Ring enfancement  Low/High LM
Xu et al., 2019 65 M RL 16.7 No enhancement NR Hemangioma
Jiaet al,, 2021 56 F 6-7 3.9 Ring enfancement  Low/High LM
Jiaet al,, 2021 63 M 7 3.8 Ring enfancement  Low/High CcC
Kim et al., 2021 (n=18) 64.5 F10 NR NR  Ring entancement  High/High NR
Takinoshitaet al., 2022 60 F 8 3.5 Ring enfancement  Low/High cC
Poraset al., 2022 85 F 3-4 3.0 Ring enfancement  Low/High cC
Zhanet al., 2023 52 F 6-7-8 9.7 NR High/High HCC
Ibrahimet al., 2023 36 F RL 15.7 Ring enfancement  NR NR
Ourcase 79 M 6 4.5 Ring enfancement  Low/High CcC

F: Feminine; M: Masculine; LS: Liver segment ; RL: Right Lobe; LL: Left Lobe; CT: Computed Tomography; NR: Not Reported; adRétit
Resonance Imaging; HSH: Hepatic Sclerosing Hemangioma; CC: Cholangiocarcinoma; LM: Liver Metastasis; HCC: HepatocellaraaCarcin
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