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Spontaneous sublingual hematoma: Surgical or nonsurgical management?
Evgeni Brotfain, Leonid Koyfman, Schwartz Andrey, Efim Rusabrov,Amit Frenkel, Alexander Zlotnik, Moti Klein

ABSTRACT
Introduction: Spontaneous sublingualhematoma (SSH) is an uncommon, butemergency state in oral cavity. A few series ofSSH are seen in the literature. There is noavailable consensus about clinical strategy andmanagement of such patients. Case Series: Theauthors present two cases of spontaneoussublingual hematoma after anticoagulationtherapy with sintrom (case 1) and warfarin (case2). The different clinical management wasapplied in each case (surgical and supportivetreatment respectively). The surgical approachwas complicated by septic state and multipleorgan failure which led to patient’s death.Conclusion: The main priority of physician’sstrategy is based on airway protection.Otherwise, there are some different clinicalpoints of view about management SSH(correction of anticoagulation state with bloodproducts\vitamin K or aggressive surgicaldrainage). Based on previously reported seriesand our clinical experience (case 2) we considerthat surgical intervention has a lot ofcomplications and unsafe for the patients. Thenonoperative plan of treatment is more benefitand optimal.
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INTRODUCTION
Spontaneous sublingual hematoma (SSH) can becaused by anticoagulation or thrombolytic therapy(heparin, warfarin, streptokinase, etc.). In severe casesit may compromise the patient's airway [14]. Treatmentprotocols for SSH are not evidencebased, so thedecision as to whether to opt for surgical or supportivecare is based on clinical judgment and experience. Inthis paper we present two cases of SSH that weremanaged with different therapeutic approaches and haddifferent outcomes with a review of the relevant medicalliterature.

CASE REPORT
Case 1: A 77yearold woman was admitted to theintensive care unit (ICU) of our hospital with a historyof marked swelling of the tongue and the submentalregion. Past medical history was remarkable for openheart surgery due to coronary artery disease; a bypassgraft procedure and MVR in 1992. Since then she wason acenocoumarol (sintrom)  4 mg/day. Her INR levelwas measured weekly with a target of 23. There was nohistory of recent trauma.
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On physical examination the patient appeared to bewell oxygenated and ventilated. The blood pressure was160/60 mmHg, the pulse rate 79min, and therespiratory rate was 12min. Rectal temperature was37.9 °C. Laboratory findings included Hb  10.3 g\dl,WBC count – 8x103\mm3 , platelets – 130x103\mm3
and admission INR was 2.3. The patient’s oral cavityand sublingual space were extremely swollen withinvolvement of the floor of the mouth (figures 1, 2).The patient was hoarse and had difficulty openingher mouth.After initial observation she was transferred to theoperating room where the hematoma was evacuatedand a tracheostomy was performed. No other source ofbleeding was found.

Figure 1: Intraoral photograph confirmed the presence ofspontaneous sublingual hematoma with severe swellingsublingual mucosa (case 1).

Figure 2: Photograph depicting significant soft tissue neck andsubmandibular regions edema (case 1).

However, during the first three postoperative days,the swelling of the tongue and the edema of the floor ofmouth has not resolved. Only supportive therapy wasprovided, including fluid management, mechanicalventilation, perenteral nutrion, stress ulcer preventionand sedation. Four days after surgery the patientdeveloped septic shock caused by staphylococcus aureusand streptococcus oralis. There was no evidence of linesepsis, bacterial endocarditis or pneumonia. The clinicalmanifestations of septic shock were ARDS, hypotensionand acute renal failure. The patient died approximatelyfour weeks after admission. A consent for publishingthis case was obtained from the patient's family.Case 2: A 76yearold woman was admitted to theICU with progressive respiratory failure caused bysuddenonset oral swelling. She had a history of severeperipheral vascular disease with superior femoral arteryand left renal artery stenosis and was treated withwarfarin.On admission she was well oxygenated andventilated but had a grossly swollen and congestedtongue making it difficult for her to open her mouth(figure 3 A, B).

Figure 3: A, B) Difficulty in opening mouth and diffuse edemaof neck and intraoral space caused by acute sublingualbleeding (case 2) (Note: intranasal intubation for airwayprotection).

Examination of the oral cavity showed a hugesublingual hematoma. The blood pressure was 176/90mmHg, the pulse rate was 68 min, and the respiratoryrate was 12 min. The rectal temperature was 36.6 °C.Laboratory data on admission included Hb  11.1 gdl,WBC count – 7x103\mm3, platelets count –369x103/mm3, PTT93 sec, PT immeasurable.Two hours after admission the patient complained ofprogressive swelling in her mouth. She was dyspneicand had difficulty speaking. Given the potential risk ofairway compromise an emergency intubation wasperformed, following which the patient's conditionstabilized with good oxygenation. Vitamin K and freshfrozen plasma (four units) were administered. Four dayslater the sublingual hematoma was resolved and theswelling subsided without surgical intervention. Thepatient was successfully extubated and discharged fromthe ICU five days after admission. Consent forpublishing was obtained from the patient.
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DISCUSSION
SSH can cause severe airway obstruction andpresent as a lifethreatening condition. Any diseasestate that requires oral anticoagulants (warfarin,acenocoumarol, etc.) can cause spontaneous bleeding[5] since anticoagulants can antagonize the effect ofvitamin K. The complications stem fromretropharyngeal, sublingual and parapharyngealbleeding, which is usually identified by directvisualization of the oral cavity.The main management priority is to secure andcontrol the patient's airway. If intubation is impossiblebecause of the size of hematoma, or not safe because ofprogressive swelling of the oral cavity, emergencytracheostomy may be indicated. In addition, the clinicalmanagement of sublingual hematoma includes controlof spontaneous bleeding by correction ofanticoagulation with or without surgical drainage.As demonstrated in case 2, the nonoperativemanagement of SSH consists of cessation of oralanticoagulation and administration of FFP and/orvitamin K [6, 7].There have been sporadic reports that the use ofleeches to break down the hematoma can yield goodresults [8]. In general, spontaneous resolution occurswithin a few days of cessation of anticoagulationtherapy.Surgical drainage of SSH has been reported in somecases [9]. However, in many cases surgery wasperformed at a late stage in the absence of spontaneousreabsorption of the hematoma. Surgical managementcan cause complications including increased swellingwith complete airway obstruction and postoperative rebleeding. In our first case, surgical drainage wasperformed early after admission and was complicatedby generalized infection. The nature of themicroorganisms identified suggests that they probablyoriginated in the oral cavity.Since there is a paucity of case reports on theimmediate management and followup of SSH, wecannot make recommendations as to the optimaltreatment strategy, i.e., nonoperative clinicalmanagement or surgical drainage.

CONCLUSION
We do not recommend surgical drainage because ofthe risk of serious, even lethal complications such as rebleeding or sepsis (as in case 1). Moreover, there is nodefinitive evidence that surgical drainage decreasesswelling, reduces ventilatorfree days, or improvespatient outcome. We believe that optimal managementof SSH should include rapid airway assessment andprotection, and immediate reversal of anticoagulationtherapy.
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